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To all those who have lost a parent during childhood

and have had to learn to live with the pain.
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Abstract

Around 3,500 children in Sweden experience the pain of losing a parent to
death every year. Not all bereaved children face negative consequences such as
depression, anxiety or even premature death, but some do. Limited evidence is
available on the impact bereavement has on the family as a unit and the effect it has
on teenagers’ long-term health and wellbeing. Support to the family is included in
national and international guidelines for good palliative care, although studies have
shown that the translation of the knowledge into clinical practice can be challenging
and is often insufficient.

The aim of this PhD project was to describe acute and long-term grief and family
cohesion, as perceived by young adults (aged 18-26) who as teenagers (aged 13—
16) have faced the death of a parent, and its association with long-term health and
wellbeing. Also, to describe the development of a comprehensive clinical guidance
for the care of patients with palliative care needs, including support that can help to
identify children as family, and attend to their needs for information and support.

In a nationwide population-based study, the results showed that losing a parent to
cancer as a teenager increases the risk of poor family cohesion during teenage years,
compared with non-bereaved youths, and that the perception of poor family
cohesion can last into young adulthood, but only among the maternally bereaved
youths. Also, those reporting poor family cohesion in the first year after losing a
parent to cancer had a greater risk for negative psychological health-related
outcomes, 6—9 years after the loss. In addition, more than half of the cancer-
bereaved teenagers in the study did not find a way to grieve that “felt okay” during
the first 6 months after the loss, which was found to be associated with long-term
unresolved grief. Furthermore, the results, of the exploratory intervention
development study, showed that identifying individual care needs through a
systematic and structured care guide can provide a comprehensive overview of the
patients’ needs; facilitate interprofessional assessment and care of the patient; and
highlight the needs and possibilities beneficial for the patient and their family,
throughout the whole palliative trajectory.

This PhD project provides knowledge that can be used to better understand and
respond to the unmet needs of parentally bereaved children, as well as providing a
support and guide that can be included in the clinical routines for patients with
palliative care needs and their families.
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Thesis at a glance

Table 1. Overview of the different parts of the PhD thesis.

Study 1 I 1] \"]
Aim To investigate the To investigate grief To investigated self- To describe the
level of perceived experiences and reported family development and
family cohesion reactions in the acute cohesion in the first feasibility testing of
during childhood, the bereavement phase, year after the death of | the Swedish Palliative
teenage years, and and their associations | a parent to cancer, Care Guide (S-PCG).
young adulthood in with long-term and its association
cancer-bereaved unresolved grief, as with long-term
youth compared with well as factors psychological health
their non-bereaved associated with and wellbeing.
peers. having had an okay
way to grieve in the
first 6 months post-
loss.
Design Nationwide population-based study, An exploratory
with a cross sectional design. intervention
development study
guided by the
approach of
interpretive
description for
applied practice.
Data Study specific questionnaire. Collection of written
collection feedback.
methods Focus-group/small
group/semi-structured
interviews.
Review of patient
records.
Main The cancer-bereaved | Fifty-seven per cent Reporting poor family Although further
results participants were of the bereaved cohesion in the first research is needed,
more likely than non- teenagers had not year after losing a the broad testing of
bereaved youth to found an okay way to parent to cancer was the S-PCG showed
report poor family grieve during the first found to be strongly its potential to provide
cohesion during 6 months post-loss. associated with long- support in identifying
teenage years. This The acute grief term negative and addressing
was also seen in experiences and psychological health- patients’ palliative
young adulthood but reaction were found related outcomes care needs, and
only among the to be associated with among bereaved highlighting the needs
maternally bereaved their grief resolution youth. of the family,
participants. 6-9 years after the throughout the
death of their parent. palliative trajectory.
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Preface

Personal experiences influence the way a researcher conducts a study and should be
described as part of the research scaffolding'. I will therefore here describe the
personal context that is the basis for my entrance into this PhD project.

Back in Iceland, while studying physiotherapy at the university, I spent my summers
working at a geriatric hospital, where I first became involved in rehabilitation of
patients admitted to the palliative care unit and receiving end-of-life care. I found
this work to be both rewarding and meaningful. So many of the dying persons
seemed to have the urge to share with me their life stories, the lessons they had
learned and their thoughts while being in the last stage of their life. I learned a lot
from these moments and their wisdom shaped me. I believe one of the reasons why
I have never found it hard to engage in discussions about life and death and why I
am in fact able to enjoy these conversations, is related to having been raised on my
parents’ farm where the birth and the death of the animals were not hidden from us
as children, but instead openly discussed and highlighted as part of life; and the
same applied regarding the death of a relative or friend.

Later as a licensed physiotherapist I worked at a big rehabilitation centre in Iceland,
in different units where people were admitted for chronic pain and psychiatric,
cancer or pulmonary rehabilitation. I enjoyed working in rehabilitation and being a
part of a well-functioning interdisciplinary teamwork, providing support
underpinned by a holistic approach based on the person’s needs, and guided by the
motto “Help to self-help”. During those years, I increasingly felt, however, that our
support was offered too late, and that the health care system and society had failed
to support these persons earlier on in life. I felt driven by the urge that more focus
in health care should be on health prevention. This conviction ultimately led me,
together with my husband and three children, to Sweden, where I studied for a
Master of Science with a major in public health at Lund University.

Nearing the end of my Master’s studies I met with a friend in Stockholm and joined
her to attend Tove Bylund Grenklos (now my co-supervisor) PhD dissertation about
the experiences of teenagers who lose a parent to cancer. I got very interested in the
topic and when she explained that 30% of the participants in her study stated that
no-one had told them their parent was dying, when there were only a matter of hours
or days, not weeks, left in life, I thought to myself that here is a room for
improvement.

12



Through my supervisor Carl Johan Fiirst (who was also Tove’s supervisor), I had
the opportunity to become part of his team at the Institute for Palliative Care at Lund
University and Region Skéane . Here, I was able to engage in further research on the
comprehensive dataset that had already been collected for Tove’s PhD project?,
which also makes up the basis for my PhD project.

Furthermore, under the guidance of Carl Johan Fiirst at the Institute for Palliative
care in Lund, the development of the Swedish Palliative Care Guide (S-PCG) was
initiated. Shortly after the onset of the project I became part of the project group and
together with the project manager, Anette Duarte, was involved in all steps of the
development process and the feasibility testing, a process that later was incorporated
as part of my PhD project.

During my PhD project I have realized more and more that many people in my
surroundings, both friends and family, have actually gone through the experience of
losing a parent during their teenage years. Many of them have welcomed the chance
to be able to discuss with me their own personal experience when I told them about
the topic of this PhD project. I believe that we need to have the courage to address
and discuss the life and death and to provide information and support to those that
are facing bereavement, especially when there are children in the family. This will
contribute to making death part of the life again in societies that have made it a taboo
subject. As one of the great influencers of my childhood once said:

“You have to live in such a way that you become friends with the death.”

Astrid Lindgren (TV interview in 1987 (1:07:13))}

13



Context of this thesis

When a parent with a minor child gets severely ill, it creates a huge amount of stress
not only on the individual members of the family but on the family as a whole*”.
Elevated levels of stress have been seen among adolescent and young adult
individuals when their parent has been diagnosed with cancer®. Living with a dying
parent has been shown to be emotionally demanding for a child” and experiencing
the death of a parent has been considered one of the most challenging experiences
that can occur in the life of a child®. At the same time as the child or teenager is in
need of support while coping with the death of a parent, the surviving parent is also
dealing with the loss, trying to adjust to the new situation and is not always capable
of providing the support that is needed’. To be able to provide adequate support to
bereaved children and teenagers, there is a need for more knowledge about their
support needs. It is also important to gain more understanding of factors in their
social environment that affect their long-term health and wellbeing.

Families who are facing the death of a parent often find themselves within the
context of the health care services, and both parents and teenagers from such
families have raised the need for more support from the health care'™''. According
to the Swedish Health Care laws, the health care personnel are obliged to pay special
attention to children’s needs for information and support when a parent, caretaker
or other adult living with the children is severely ill or unexpectedly dies. This
includes children who are losing a parent to terminal disease'” '*. Based on a
systematic review of psychosocial outcomes in cancer-bereaved children and
adolecents'*, these children and adolescents and their families need support not only
after the death of a parent, but also before the loss, during the illness period.

According to widely accepted definitions of the term, palliative care should not only
attend to the dying person but should also address the needs of the family, both
during the illness period and after the loss'* '®. This also includes the children in the
family. The Swedish health care system is predominantly public, funded by taxes
and decentralized. It is based on both regional and local or municipal governance,
overseen by the national authorities, and includes both private and public actors'’.
Palliative care can be described as holistic care aiming to improve the quality of life
and decrease suffering among patients who are threatened by a serious illness or
facing the end of life, and their families'®. Good care at the end of life should be
available to everyone'® "’
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Within the Swedish health care system, palliative care is divided into general
palliative care and specialized palliative care. General palliative care should be
integrated into all care for people with possible palliative care needs or people who
have limited time left in life. Specialized palliative care is aimed for those with
difficult or complex needs at the end of life and can be provided at a specialized
care unit or as part of general care with the support of a specialized palliative care
consult team™.

This PhD project was conducted in two parts. Part 1 was a part of a nationwide
population-based study on youth who had lost a parent to cancer as teenagers, 6—9
years previously and a matched random sample of non-bereaved controls. The study
was initiated and conducted by a research group of the Division of Clinical Cancer
Epidemiology at the Karolinska Institute and the Department of Research and
Development at Stockholm’s Sjukhem Foundation. A very comprehensive dataset
had been collected prior to this PhD project and had been analysed in other studies™
2124 but the data in question here had yet to be studied and analysed.

Part 2 of this PhD project revolves around the development and feasibility testing
of the Swedish Palliative Care Guide (S-PCG), initiated by the Institute for
Palliative Care at Lund University and Region Skéane. The development of the S-
PCG arose from the need to build a bridge between current evidenced-based
guidelines and recommendations for the best care of the dying person and what is
actually being applied in clinical practice. A perspective on the situation for the
family, including children and teenagers, was embodied throughout the process. The
project was conducted as a national health care quality improvement project, but
used the UK Medical Research Council framework as a basis to provide a structure
for the development with the aspiration to follow standards equivalent to academic
requirements. The project was guided by the interpretive description approach for
applied practice.

These two parts make up the basis for the PhD project that is described in this thesis.

15



Background

Around 3,500 children in Sweden experience the loss of a parent to death every
year* 2% and around 1,800 of them are teenagers at the time of loss®. This means
that right now, and through the years, around 23,000 children under the age of 18
are living in Sweden, who have lost a parent to death?’. Based on available data®® it
is estimated that 40% of the parental deaths are due to cancer’’, which makes cancer
the biggest single contributor to these premature deaths, while the rest are
distributed between other causes of death, i.e. other diseases, suicide, accidents or
homicide* %,

LE I3 LIS

The terms “child”, “teenager”, “adolescent”, “youth” and “young adult” do not have
a clear universal definition but in this thesis, “children” will be referred to as all
people under the age of 18 as defined by the Swedish laws*®. The term “teenager”
is usually used to describe children from the age of 13 to 19, although the
participants in this study were at the age of 13—16 years old when they lost a parent.
This is equivalent to lower secondary school (or junior high school) age.
Adolescents, on the other hand, are not defined by a specific age span. Rather the
term “adolescence” refers to the period from the beginning of puberty to adulthood
and is defined by a child’s physical, psychological and cultural transition into
adulthood. It can therefore refer to broader age span, usually ranging somewhere
from 10 to 19 years of age’'. During the teenage years when a teenager is in
adolescence they undergo huge developments. These include biological,
psychological and social development®™. The adolescent has a need to express
independence and separation from their parents and their family, while at the same
time still being dependent on them. Big life changes occurring during this period
can have a great impact on the teenager that can last into adulthood™.

“Young adulthood” does not have a universal definition, and is often defined by
various age spans between the age of 18 and 40°* and the Swedish National Board
of Health and Welfare does not give a clear definition for what constitutes as young
adults. The term “young adults” in this thesis refers to participants aged 18-26, as
defined by the Society for Adolescent Health and Medicine *°, and the term “youth”
will be used here to describe people spanning the ages from the teenage years to
young adulthood, or the ages of 13 to 26.

Losing a parent is among the most stressful events that can occur in children’s and
adolescents’ lives®* and although most children learn to cope with the situation and
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establish a well-functioning life *’, several studies have shown that some of these
children are at increased risk of negative consequences, such as depression®™*,
anxiety’®™*, suicide attempts* *¢ and self-injurious behaviour* *” when compared
with their non-bereaved peers. Some factors have been pointed out that might
contribute to this increased risk of negative consequences, such as when the death
comes after a prolonged illness* or is sudden or traumatic*”*’. Other contributing
factors include not being aware that their parents’ death is near*', as well as lack of
support*® %, distrust towards health care’, or further exposure to stressful events

after the loss®?".

On the other hand, there are also protective factors that may prevent some of the
negative impact that bereavement has on health and wellbeing. Family function,
including cohesion, open communication and warmth and connection between the
surviving parent and the bereaved children, together with good mental health of the
surviving parent and their capability to provide positive parenting, are factors that
seem to have the greatest protective impact on the wellbeing of bereaved children**
44,5254 after the loss. However, more studies are needed to look into the impact
bereavement has on the family unit* and supportive factors in their wellbeing when
a parent is dying™.

Family function and family cohesion

Family cohesion has long been recognized as one of the strongest protective factors
for the wellbeing of children and adolescents, overall’®*’, i.e. regardless of type of
stressors. According to Bowen’s family system theory>®, families make up a
complex social unit of members who interact with, and influence, each other’s
behaviours. The theory recognizes that the family as a whole, and its function, plays
an important role in the wellbeing of the individuals in the family, influence their
daily living and can be both disruptive and helpful®. This is related to the concept
of family function, which has been defined as the capability of families to interact,
work as a whole and cope with stressors. According to the widely used Circumplex
Model of Marital and Family Systems, there are three dimensions that define family
function: flexibility, family cohesion and communication®” ¢!, “Flexibility” refers to
how well families are able to adapt to changes without losing the necessary stability
of the family structure and roles. “Family cohesion” is a broad concept that describes
the sense of emotional bonding between family members, but it also includes other
factors such as support, the feeling of togetherness, intimacy and time spent
together. According to Olson et al®, a balance between too much or too little
cohesion is needed for a good family cohesion. Family cohesion changes over time
and is influenced by stressors in the environment as well as within the family®".
Good communication between the family members is the third dimension that is
crucial for families to be able to adapt well to changes and stressful events, and for
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good family cohesion. This includes the family members being able to share
feelings, speak for themselves with clarity and conduct active listening, while
showing respect and empathy®* ¢,

Several scales are available that assess the family environment and its function®. In
a systematic review examining the theoretical underpinnings and psychometric
properties of self-reported family assessments scales, the authors found that five had
been empirically validated for clinical use®>. However, the authors also concluded
that none of the available family measurements is suitable for clinical practice, since
they all have an extensive number of items, ranging from 36 to 60. Furthermore,
none of the available scales had been studied for their responsiveness to capture
changes in family functioning over time®.

Bereavement and grief

After losing a loved one, a period of grief and bereavement begins. “Bereavement”
refers to the state of loss, meaning that bereaved individuals are those who have lost
someone of a great value to them™. “Grief” is a term referring to the reactions people
experience after a loss and grieving is considered a normal process after a loss®.
Grief is a very unique experience and is greatly influenced by various factors in an
individual’s life, such as personal traits, social and cultural circumstances and the
relationship with the deceased®. The characteristics of the grieving process often
include strong emotions such as anger, numbness, depression, guilt and anxiety®* %
6. cognitive reactions such as intrusive rumination or self-reproach; behavioural
reactions such as crying, restlessness or social withdrawal; and psycho-somatic
reactions such as loss of appetite®® or sleep disturbance® ¢’. These, often intense,
reactions to the loss are considered to be a normal part of the acute bereavement
phase and although the duration of the acute bereavement phase has not been
defined, it has been suggested to include at least the first 6 months after the loss®.

To help us understand the grieving process several theories have been put forward.
Some of them have been based on tasks that the grieving person has to address in
order to progress through the grief® while others have used stages (i.e. as denial,
anger, depression, acceptance)®’. Many theories in the past have stressed that in
order to heal from the pain caused by the loss the person must “work through the
grief”*®7" to be able to adjust to the bereavement. Although widely known, the stage
theory of grief has been criticized for oversimplifying the very complex and
individual process of grief, misguiding people into thinking that going through the
described stages is the “normal grieving process” that everyone should strive for,
while the empirical evidence is showing that the majority of people do not grieve in
stages”" 2. A more recent, but widely accepted theory, the dual process model,
highlights that “grief work” is not only a simple linear cognitive process of facing
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the loss. Its authors, Stroebe and Schut, state that it is normal during the grieving
process to oscillate between the loss- and the restoration- oriented stressors that the
bereaved individual has to cope with”.

Most of these theories, including the dual process model’, where initially designed
around the grieving processes of adults. Although some of them have been used as
a framework for understanding children’s grieving processes studies have found that
grief reactions of children and teenagers can often be different from those of
adults”. More research is needed to build up the empirical evidence on children’s
and teenagers’ grieving and reaction to loss®*.

For most people, the intense grief reactions will usually diminish over time until the
loss has become a part of the life of the bereaved one®. However, several studies
have shown that some bereaved adults will continue to experience persisting
problems related to grief that can continue for several years after the loss’®*. This
is sometimes referred to as “pathological grief”® and several different terms have
been used to described this phenomenon of disturbed grief, such as “prolonged grief
disorder™®" ®, “complicated grief® and “persistent and complex bereavement
disorder”™. Although these terms differ in the combination of symptoms that are
used to define the phenomenon, they greatly overlap®™. In a systematic review,
Lundorff et al”® found the pooled prevalence of prolonged grief disorder in bereaved
adults to be around 10%, but emphasized that a large variation was seen between
studies and different subgroups”. Similar to adults, it has been reported that around
10 % of bereaved children and adolescents can have sustained prolonged grief
almost 3 years after a sudden parental death®®, however, more studies are needed.

Facing parental cancer and coping with loss

Children and teenagers who are faced with parental cancer have been shown to be
at increased risk for elevated psychological stress®’” and emotional and behavioural
problems®”®. In a longitudinal study, young adults who had had a parent diagnosed
with cancer during their childhood were shown to be more likely to need to seek the
help of psychiatric services”. As described by Faulkner and Davey’', in a literature
review on the impact of cancer on children and adolescents, teenagers are often
faced with the dilemma of wanting to seek more independence from the family
while at the same time wanting to spend time with the family and the parent with
cancer’'. Problematic family functioning®??, severity of the cancer of the parent®*
% and poor coping skills are factors that have been shown to lead to poor outcomes
for the children®.

According to Folkman et a coping” is a term for the cognitive and behavioural
efforts that a person uses to manage both internal and external demands when facing
a stressful situation perceived to exceed their personal resources. People have

95 <
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different ways of coping with the loss of a loved one and how individuals cope has
been acknowledged to be of importance for their future wellbeing. Most of the
research in the past have revolved around the adult’s way of coping with loss and
little research has looked at these processes in children although children often
express their grief differently from the way many adults do”.

Teenagers’ brains are under extensive neurodevelopment®, and they usually cannot
cope with the severe pain or withstand the strong emotional reactions brought on by
loss, except for short moments at a time’> "% In an empirical case study on
adolescents grief, Christ et al”®, highlight that it is not uncommon for conflicts to
arise between family members during bereavement, when they are grieving “out of
sync”. The teenager may experience frustration over the surviving parent’s need to
constantly express their grief. Similarly, when a teenager chooses to hang out with
their friends immediately after the death of a loved one, the surviving adult may
sometimes think they are being insensitive or disrespectful”®. However, going out to
“hang with friends” as if nothing has happened can be an important way for children
and young adults to cope with the loss of a loved one'”.

Knowledge about the variety of different grief reactions and experiences that may
occur after the loss of a loved one can be helpful for the bereaved individuals when
coping with loss®*” and knowing that family members can grieve in different ways
can increase the understanding within the family”” *®. However, as mentioned, not
all knowledge from the adult bereavement research can be applied directly to
children and teenagers'® and more studies are needed to build up a strong empirical
evidence to better understand the “normative grieving processes” of children and

teenagers ® and how they experience the loss of a parent'”".

Need for support

Parents with dependent children, who have been bereaved of a spouse, have
expressed a need for more support, both before and after the loss'® '*2. This includes
aneed for emotional support and practical help with the household and the children'®
from family and friends'® %, which has been described as helpful'®. Similar to
adults, children and teenagers have also been shown to be in need of more support
from family and friends'® *®. The surviving parent may be in a state of crisis and
researchers have implied that a parent in this situation may not always be able to
provide the support the child needs'* ', Bereaved teenagers often take on greater
responsibility than is usually expected at their age, in a process of so-called “child
parentification”, where they feel obliged to support their surviving parent and take
on a greater share of household tasks and the responsibility for their minor siblings’
wellbeing'®. Apart from expressing the need for more support and understanding
from family and friends, bereaved youth in an Australian study also expressed a
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need for more information, more support in coping with the loss and more help with
household tasks, as well as a desire to share the experience with peers in similar
situations®®. Adolescents who lost a parent to cancer have also expressed the
importance of continuing life as normal, such as going to school, as a useful coping
strategy'’. This has similarly been reported by children after loss of a sibling'®" ',

Evidence is mounting, based on reports by both surviving parents and children, of
the importance of being able to spend quality time with the ill parent before the
death, which has been perceived as helpful in the adjustments following the loss '
109113 1t is, however, not always easy to find time during the stressful illness period
to spend a quality time together as a family''*''>. Open communication with parents
during the end of life of a dying parent is another factor that has been identified as
an important facilitator for children’s adjustment after the loss>. However, children
often do not want to add to the parent’s burden by voicing their own needs or
concerns>> ''® and parents often experience difficulties telling their children when
the death is inevitably near>.

Both parents and teenagers have expressed the need for more support from the
health care personnel. This includes the opportunity to discuss the illness''’ and
reflect on their feelings and grief'’, and the need for clear information from the
health care personnel about the diagnosis and prognosis'"-**"''® and the forthcoming
death?. It also includes information about what to expect after the loss, and (for
parents) how to talk to the children and support them'"®-'*°, The need for information
and support from the health care professionals on how to talk to the children is most
pronounced at the time of diagnosis''” and close to death, as well as for some time
after the loss, and has especially been highlighted for those who lack a supportive
social network'?',

According to one systematic review comprising of five qualitative studies with
focus on communication and support from health care professionals to families with
children facing the life-threatening disease of a parent, the children wish for more
information from the health care personnel about their parent’s disease and
prognosis''’. The parents whish for guidance on how to talk to their children'!’.
Children want to be included and informed when facing the death of a parent, but
often feel left out by the adults, according to a recent integrative review and thematic
synthesis’. It has previously been reported that 30% of young adults who lost a
parent as teenagers stated that no one had told them that their parent’s death was
imminent, when there were only hours to days left before the death®. As many as
98% of them felt that teenage children should be told when the death of their parent
is near * and not being told was associated with lower levels of trust in the health
care’®. Moreover, according to a systematic review on health care professionals’
communication with and support of families with dependent children, there is a
reluctance among the health care professionals to have these conversations with the
children, or with the parents about how to talk to the children. More support to the
health care personnel to take on this task is needed in clinical practice. '"’.
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Need for better integration of palliative care within the
health care system

Like the children and families who are facing bereavement and are in need of
support, health care personnel also are in need of support and guidance regarding
providing support for the children in the family''’. Although definitions of
“palliative care” state that it should provide the best end-of-life care possible for the
dying person, as well as bereavement support for the family of the dying person'?,
studies are showing that bereavement needs are not being met, especially not the
children’s needs'?* '**. Clinical guidelines and recommendations for best-practice
care have been developed to help health care professionals in attending to the needs
of patients that are facing the end of life'**'?’. Despite this, studies have shown that
it is challenging to integrate this knowledge into the clinical practice'**'*. New
structures are needed to assist the integration of high-quality palliative care at all

levels of the health care system'’.
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Rationale

Every year many children and adolescents lose a parent, exposing them to a high
risk of negative consequences. Family cohesion appears to be an important factor
supporting their wellbeing after the loss. Previous studies, based on the same
research dataset as used in this PhD project have shown that poor family cohesion
was the strongest predictor for the risk of self-injury®', unresolved grief’’ and
distrust of the health care provided to the dying parent**. However, how family
cohesion is affected over time by the death from cancer of one parent, and what
other factors may be associated with poor family cohesion, remain to be studied.

As concluded in a systematic review, there is a need for more studies on the grief
processes of bereaved children and adolescents, including factors related to the
family system'*. In another literature review, the authors concluded that more
studies are needed to better understand the effect on teenagers’ psychological health
and wellbeing after parental death'”'. There is a great need to put more focus on
health prevention in palliative care services'*"'*? but this has been a neglected area
in the research literature'** '3, especially when it comes to children and adolescents
131134135 Tt is evident that, to be able to resourcefully support bereaved children and
adolescents, it is important to better understand their experience after losing a
parent, and the factors in their environment that may affect their long-term health
and wellbeing, as well as to get more knowledge about their need for support.

However, gaining an evidenced-based knowledge will not be of much help to
patients and their families if the knowledge is not applied in clinical practice. It
happens too often that evidenced-based knowledge is not translated to and used in
real-life situations'?® '2% 13138 "and that the access to good palliative care is not
equally available according to needs'*. The need for quality improvement within
palliative care has been highlighted by the Swedish health authorities'?® '*°.
According to the National Board of Health and Welfare in Sweden, there is a
shortage of formal support to children and their families who have lost a parent to a
sudden death *°. In view of a lack of routines regarding children as family, there is
a great risk that no one even asks whether there are children among the ones closest
to a dying person '**'*_ This is the case despite a new law that was approved by the
Swedish health authorities in 2010, stating that every child has the right to be
recognized as next of kin and to be provided with the information and support
needed, when an important adult in their life is seriously ill, dealing with addiction
or dying'* "3,
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For health care to be of good quality, it is necessary that it is evidence-based and in
harmony with the needs of the users''. Furthermore, in order to provide holistic
care for the dying patient, with a family focus and capturing the needs of the children
in the family, health care services need to adapt clinical routines that are based on
what is recommended as best practice in palliative care. Not everyone has the
opportunity to receive specialized palliative care'*” and the holistic approach that
defines palliative care should not only be limited to specialized services but should
be integrated into the whole health care system. All health care personnel should be
able to provide care to people with palliative care needs, when faced with them,
regardless of whether this is in the general practice, at a care home, or in a hospital
ward. This includes integrating the needs of the family, and of the children in the
family, into clinical practice.
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A1ims

Overall aim

The overall aim was to describe acute and long-term grief and family cohesion, as
perceived by young adults (aged 18-26) who as teenagers (aged 13—16) faced the
death of a parent to cancer, and its association with long-term health and wellbeing.

A further aim was to describe the development of a comprehensive clinical guidance
for holistic care of patients with palliative care needs, including structured support
for health care personnel to attend to the needs of children in the family.

Specific aims

Study I — The aim of Study I was to investigate the levels of perceived family
cohesion during childhood, the teenage years, and young adulthood in youths who
had lost a parent to cancer in their teenage years, compared with their non-bereaved
peers.

Study II — The aim of Study II was to investigate grief experiences and reactions in
the acute bereavement phase, and their possible associations with long-term
unresolved grief, as self-assessed by cancer-bereaved youths. Also, to explore
associations between demographic, family, and health care-related factors and the
experience of having had an okay way to grieve in the first 6 months post-loss.

Study III — The aim of Study III was to investigate the level of self-reported family
cohesion during the first year after the death of a parent to cancer and its association
with long-term psychological health and wellbeing among young adults bereaved
during their teenage years.

Study IV — The aim of Study IV was to describe the development and feasibility
testing of the Swedish Palliative Care Guide (S-PCG), which entails a
comprehensive support for palliative care in clinical practice, including structured
support for health care personnel to identify children in the family and further
identify their need for information and support.
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Methodology

This PhD project was divided into two parts based on the method and time of data
collection. The overall design and methods are summarized in Table 2.

Table 2. Overview of the methods used in Studies I-IV.

Study | ] n v

Study design Nationwide population-based study, Exploratory intervention development study
cross-sectional design guided by the interpretive description for applied

practice approach

Sample Cancer- Cancer- Cancer- National interdisciplinary advisory committee
bereaved bereaved bereaved (n=95 members, 32 of whom participated in a
participants | participants | participants | workshop)
(n=622) (n=622) (n=622) Health care personnel from 40 care units
Non- participating in the pilot tests (n=345), 147 of
bereaved whom participated in focus group interviews
participants Patients involved in the piloting of the Swedish
(n=330) Palliative Care Guide (n=300)

Patients (n=4) and family members (n=5)
participating in semi-structured interviews

Patient, family, and public representatives
participating in focus group/small group
interviews (n=13)

Other health care professionals/experts
participating in focus group/small group/
individual interviews (n=49)

Data collection Study-specific questionnaire Collection of written feedback
methods Focus group/small group/semi-structured
interviews

Review of the patient records

Methodological | A hierarchical step-model for causation of | The Medical Research Council (MRC)

models used bias framework

The 10/40 model developed by the International
Collaborative for the Best Care for the Dying
Person

Ten-Step Implementation Model from the
International Collaborative for the Best Care for
the Dying Person

Data analysis Bivariable and Modified Thematic analysis inspired by Braun and Clarke
multivariable logistic Poisson
regression regression
Forward selection Direct
(likelihood ratio test) analytical
diagrams
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Method, Part 1 (Studies I-II1)

Design

Part 1 of this PhD study had a cross-sectional design and is a part of a quantitative
nationwide population-based research project on youth who as teenagers, 6—9 years
previously, had lost a parent to cancer, and a matched random sample of non-
bereaved controls 2. The study was initiated and performed by a research group at
the Division of Clinical Cancer Epidemiology at Karolinska Institute in Stockholm
and the Department of Research and Development at Stockholm’s Sjukhem
Foundation. The comprehensive dataset used in this PhD project had already been
collected prior to the onset of this study, in the years 2009-2010, but the data under
discussion here had not been previously analysed.

A hierarchical step-model for causation of bias

A hierarchical step-model for causation of bias was used in the design of the
study'**.When dealing with real-life people in complex systems such as existing in
the family and the health care system, there are many factors that need to be taken
into consideration that can affect the research. The hierarchical step-model for
causation of bias has been developed to help researchers when performing clinical
epidemiological studies'*. It was used in Part 1 of this PhD project as a structure to
carefully think through and design every step of the study while having possible
biases in mind, with the aim to try to minimize as much as possible the likelihood
of them occurring.

Participants

Cancer-bereaved participants (Studies I1-111)

To be considered for participation in Part 1 of this research, the individual had to
have lost a parent to cancer in the years of 2000-2003 when they were at the age of
13—16. The parent had to have been younger than 65 years old and to have been
diagnosed with cancer at least 2 weeks before their death. Participants had to be
born in Sweden or one of the Nordic countries and to have the same registered
address as both parents at the time of death, and the surviving parent needed to be
alive at the time of follow-up. All participants needed to have an identifiable
telephone number and to be able to read, write and understand Swedish and live in
Sweden at the time of the study. Using information about the lost parents from the
Swedish National Causes of Death Register, the participants were identified through
the Multi-Generation Register at Statistics of Sweden %
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Non-bereaved participants (Study I)

A random sample from the general population was identified by the Statistic of
Sweden in the proportion of 1:2 (non-bereaved:cancer-bereaved). The non-bereaved
comparison group was matched by age, gender and place of residency to the cancer-
bereaved group. They had to have been born in a Nordic country and have an
identifiable telephone number. Additionally, to be eligible both parents had to be
alive and live together’.

Questionnaire development

Data were collected through a questionnaire asking about the participants’
background and experiences before and after losing a parent as well as about their
current situation, health and wellbeing. The questions were based on topics that had
been brought up in semi-structured interviews with cancer-bereaved adolescents and
youth (13-26 years old), as part of the questionnaire development process. Further
questions were inspired by previous questionnaires from the research group, and by
the bereavement literature and interviews with professionals and experts. Validity
tests were performed face to face with volunteers after responding to an
advertisement in a newspaper”.

The questionnaire contained 153 questions on 44 pages with mostly categorized
response options but also some possibilities for open responses. The questionnaire
for non-bereaved participants was 20 pages long and was identical to the
questionnaire for cancer-bereaved participants, apart from the exclusion of
questions related to cancer disease, experience of the health care provided, and
bereavement®. The order of the questions was carefully decided, i.e. most of the
questions on health and wellbeing preceded the questions about the period of
parental illness, death and bereavement, to minimize the risk of painful memories
affecting the answers®.

Measurements

Since the aim was to study the participants’ subjective experiences after losing a
parent to cancer, the questionnaire formulation was mostly designed applying the
well-established approach described in previous articles from the research group'*
145, using one direct question per phenomenon. This involves using single-item
questions to directly ask about the real-life issue at hand instead of using a multiple-
item instrument to indicate a certain phenomenon. However, for some of the
phenomena under investigation, if suitable well-established measurements where
available and had been validated for the target group, they were included in the
questionnaire such as the Patient Health Questionnaire 9 (PHQ-9).
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Table 3 gives an overview of the main questions used in Part 1 of this PhD study,

together with the response options.

Table 3. Overview of the main questions used in the studies making up Part 1 of the PhD project

FAMILY COHESION
Did you as a family have good cohesion:
a) During your childhood?
. . " No, not at all
b) During your teenage years (until the death of your parent)? v litt
c) 0-6 months after the death of your parent?* Yes, a |de tol Studies 1 11 & I
d) 7-12 months after the death of your parent?* Yes, modera ehy udies 1,
e) And do you have good cohesion today? €s, very much.
*For the non-bereaved participants, alternatives b, c and d were
replaced by the alternative: During your teenage years?
ACUTE GRIEF EXPERIENCES AND REACTIONS
An okay way to grieve
| had a way to grieve that felt okay
Numbing and postponing
| clenched my teeth, built a wall around me and lived on as if
nothing had happened
Concealed grief Do not agree at all
| withheld my grief to protect my other parent Slightly agree
Overwhelmed by grief Moderately agree Study Il
The grief was so strong it felt as if | would not survive, as if | was Completely agree
going crazy or was not normal
Discouraged from grieving
People stopped me from grieving by drawing away when | was
sad or praising me when | was being strong
Pressured to grieve
There was pressure from others that | should be more sad than |
was showing
LONG-TERM GRIEF RESOLUTION
Have you worked through your grief? No, not at all
Yes, a little
’ Study I
Yes, moderately ucy
Yes, completely.
HEALTH RELATED MEASUREMENTS
Wellbeing ) ] o No, not at all
Have you experienced high levels of wellbeing in the last Yes, a little
month? Study Il
. . Yes, moderate
Quality of life ‘
Have you had a good quality of life in the last month? Yes, very high/good
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Table 3. Continued.

HEALTH RELATED MEASUREMENTS
Depression (Patient Health Questionnaire 9 (PHQ-9) scale)
Over the last 2 weeks, how often have you been bothered by
any of the following problems?
1) Little interest or pleasure in doing things?
2) Feeling down, depressed or hopeless?
3) Trouble falling or staying asleep, or sleeping too much?
4) Feeling tired or having little energy?
5) Poor appetite or overeating?

Not at all (0 points)

Several days (about
1-3 days a week)
(1 point)

More than half the days
(about 4-5 days a

Problematic sleeping
Have you had trouble falling asleep at night in the last month?

Have you woken up during the night with anxiety or unpleasant
feelings in the last month?

Emotional numbness
Have you felt emotionally numb (cut off, like you were in a
bubble or had a wall around you) in the last month?

Yes, approximately 4-5
days a week

Yes, approximately 6—7
days a week

6) Feeling bad about yourself — or that you are a failure or week) (2 points) Study Ill
have let yourself or yqur famlly- down - Nearly every day (6-7
7) Trouble concentrqtlng on t-hl-ngs, such as reading the days a week) (3 points)
newspaper or watching television
8) Moving or speaking so slowly that other people could have (Moderate to severe
noticed? Or the opposite — being so fidgety or restless that depression: total score
you have been moving around a lot more than usual? 210 points)
9) Thoughts that you would be better off dead, or of hurting
yourself in some way?
Symptoms of anxiety
Have you felt persistent worries (fear, anxiety) in the last month?
Have you been unable to stop worrying or to control your
worries in the last month? No
In the last month, have you felt like something terrible is aboutto | YeS, occasionally
happen? Yes, approximately 1-3
Have you had sudden attacks of anxiety (fear) in the last month? days a week Study Il

Data collection

The data collection for Part 1 was conducted from February 2009 to March 2010.
First, an information letter was sent to all participants who met the inclusion criteria.
This was followed by an information call from a research assistant. If during the
information phone call the person gave their oral consent to participate, the
questionnaire and ethics information sheet was sent. A separate envelope for the
reply card was sent with the questionnaire to keep the answers of the participants
anonymous. Afterwards a thank you card was sent, or a reminder card following a
reminder phone call to those who had not returned their questionnaire®. Figure 1
visualizes the time of parental death, as well as the periods childhood, the teenage
years, and young adulthood in the participants’ life, which they were asked about in
the study questionnaire, and also the time of data collection in Part 1 of the PhD
project.

30



—~

Experiences
from

Childhood
Age <12

Teenage years Young adulthood
Age 13-16 Age 18-26

Time of Time of
parental death data collection
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Figure 1. Overview of the periods in the participants’ life asked about in the questionnaire for Part 1 of the PhD project.

Data analysis

In Part 1, associations were assessed using univariable and multivariable logistic
regression (Studies I and II) or with modified Poisson regression (Study III). The
results are presented as prevalence numbers and odds ratios (ORs) (Studies I and II)
or relative risk/risk ratios (RRs) (Study III) with corresponding confidence intervals
(ClIs) set at 95%.

As previously described, the study design followed Steineck’s hierarchical step-
model for causation of bias'* to minimize the risk of systematic errors (bias) and
confounding. Confounding is caused by a third variable that is unevenly distributed
between the groups and is associated with both the exposure variable as well as the
outcome variable'*®. Based on the literature, previous research and discussions with
bereavement experts, possible confounding variables were selected for each study
(Studies I-III) after a thorough discussion within the research group. In Studies I
and II, forward selection (likelihood ratio test) was performed on the pre-selected
variables, while direct analytical diagrams (DAGs) were used in Study III, to build
the final adjustment models. Adjustments were then made to control for possible
confounding through regression models that are described in more details in Studies
I-III. Table 4 provides an overview of the dependent and independent variables that
were used in Studies I-III of Part 1, as well as possible confounding variables that
were considered.
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Table 4. Overview of the dependent, independent and possible confounding variables used in Studies |-l

= Residential region

Family-related variables:

= Number of siblings

= Birth order
Mother's year of birth
Father's year of birth
Educational level of
mother
Educational level of father
Ever been bereaved of a
sibling
Depression in at least one
parent
Alcohol/drug misuse by at
least one parent

Adverse events:

= Having been bullied

= Having been physically
assaulted or sexually
violated

= Having ever been
diagnosed with
depression

= Age at loss

Family-related variables:
= Worry about the surviving
parent

Health care-related
variables:

= The teenager’s perception
of the health care
professionals’ efforts to
cure the parent
The teenager’s perception
of the health care
professionals’ efforts to
prolong the parent’s life
Whether the family had
been given end-of-life
information about the
disease, treatment and
death by a physician
Whether the teenager had
talked with their dying
parent about what was
important
Awareness time when the
teenager had realized that
the parent would die from
the disease
Awareness time when the
teenager had realized that
death was imminent
(hours or days)

Independent = Cancer-bereaved = Having had an okay way = Family cohesion in the
variables participants (whole group) to grieve first year (0-12 months)
= Paternally bereaved = Numbing and postponing after the death of a
participants = Concealed grief parent.
= Maternally bereaved = Overwhelmed by grief
participants = Discouraged from
= Non-bereaved grieving
participants = Pressured to grieve
Dependent = Family cohesion during = Long-term grief resolution = Low wellbeing in the last
variables childhood month
= Family cohesion during = Low quality of life in the
the teenage years before last month
the death of a parent* = Moderate to severe
= Family cohesion during depression in the last two
the teenage years 0-6 weeks
months after the death of ] Symptoms of anxiety
a parent* once a week or more in
= Family cohesion during the last month
the teenage years 7-12 = Problematic sleeping
months after the death of once a week or more in
a parent* the last month
= Family cohesion in young = Emotional numbness
adulthood once a week or more in
*Or for non-bereaved the last month
participants: Family cohesion
during the teenage years
Possible Background variables: Demographic variables: Background variables:
confounding = Gender of the participant = Gender of the participant = Gender of the participant
variables « Year of birth

= Age at loss
= Year of birth

Family-related variables:
Depression in at least one
parent

Number of siblings
Educational level of the
surviving parent
Alcohol/drug misuse by at
least one parent

Adverse events and
awareness time of parent’s
imminent death:
= Having been physically
assaulted or sexually
violated
= Having been bullied
= Awareness time when the
teenager had realized that
the parent would die from
the disease
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Method, Part 2 (Study IV)

Design

Part 2 of the PhD study revolved around the development of the Swedish Palliative
Care Guide (S-PCG) and its extensive feasibility testing in various health care
settings, during three pilot test periods. It is an exploratory intervention development
study and was built on the approach of interpretive description for applied practice.
The Medical Research Council (MRC) framework was used to provide a robust
structure for the development of the S-PCG and the content is in coherence with the
10/40 model developed by the International Collaborative for Best Care for the
Dying Person.

Exploratory intervention development study

The purpose of an intervention development study is to describe what happens from
the birth of an idea until an intervention is ready for full trial or evaluation'*’. In
other words, it is to describe the development process of an intervention or a tool,
the rationale that lies behind it, how decisions were made and what methods were

used, together with the findings that were made along the way'*’.

Exploratory studies can be defined as studies that aim to generate evidence that is
needed for making informed decisions on whether to proceed with a full-scale
intervention or implementation of a tool or working approach that is being
developed or to continue with full-scale research that is being planned'**. These
types of exploratory studies are also often named, “feasibility” or “pilot studies” and
can also be used to refine an intervention that is being developed'*®.

Similarly to suggestion of Eldrige et al'*’, we considered a pilot test to be a subset
of a feasibility study; however, the use of the term “pilot test” in this PhD study,
should not be confused with the definition of “pilot study” which is often narrowed
to describing a small-scale version of a randomized controlled trials'*®. In their
guidelines for non-randomized pilot and feasibility studies reporting, Lancaster and
Thabane'™ highlight that pilot studies can also be used to test the feasibility of a
non-randomized study or they can be used in different types of feasibility studies
such as in intervention development studies or when the aim is to implement
research findings into clinical practice'®. Study IV describes the development and
feasibility testing of the S-PCG, which was conducted during three pilot test periods
and can be described as having an exploratory intervention development study
design.
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Interpretive description for applied practice

Interpretive description is a methodological approach that was used to guide the
design and the process for Part 2 of this PhD study. This approach can be used as a
framework for decisions about the design and execution of high-quality studies in
the field of applied practices” °'. Studies based on the interpretive description
approach are performed in a naturalistic context and acknowledge that the human
knowledge is socially constructed and cannot be estranged from the essential nature
within which it is located. Interpretive description acknowledges that the human
experience is based on multiple constructed realities and it is in the interaction
between the researcher and the participants where the knowledge is produced in
partnership'. It is positioned within the epistemology of clinical discipline,
highlighting that it is the health care discipline that forms what questions are asked
and why, and how these questions are relevant to the study. It is based on pattern
recognition and accepts an infinite variation of patterns'. In interpretive description
the complexity of conducting a research in the field of health and health care is
acknowledged" "°'. The researcher is encouraged to use reflection and critical
thinking in every step of their research. According to the approach, researchers need
to be willing to adjust their research to best serve the aim of the study rather than
strictly follow a theoretical method that might not be suitable to answer the clinically
relevant research question. Thus they can create knowledge that addresses “real life”
challenges of the applied practices'. Interpretive description highlights that one a
priori theory cannot encompass the complex realities of the real-life experiences,
although the researchers are allowed to use established theories, research methods
and models if they are perceived to be helpful for achieving their research aim. At
the same time the researcher is encouraged throughout the research process to
actively reflect on the chosen method/model and make appropriate adjustments to
best serve the aim of the study'.

The Medical Research Council framework

The Medical Research Council (MRC) framework was used to provide a basic
structure for the development of the S-PCG. The MRC provides a framework in
several steps for consideration during the development of an intervention in a
complex setting > '*3, Table 5 describes the MRC framework actions that were
used as an inspiration for the steps taken during the development of the S-PCG.
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Table 5. Overview of the Medical Research Council (MRC) framework actions in relation to the steps taken during the
development of the Swedish Palliative Care Guide (S-PCG).

Plan the
development
process and
identify the need

To identify the need for the S-PCG, several clinical field observations were performed at
different units caring for patients with palliative care needs, where the need for support in
clinical practice was expressed by the health care professionals. Additionally, patient
record audits were made, supporting the need for actions to improve the quality of
palliative care.

Involve
stakeholders, bring
together a team and
establish the
decision-making
process

Stakeholder analysis was made and a steering committee and a project group were
formed including people with both academic and clinical expertise. Patient and public
representatives were assigned to the project and a national interdisciplinary advisory
team was formed, consisting of individuals with expertise and experience relevant to the
project. A structure for the work and the decision-making process was established.

Review published
research evidence
and draw on
existing theories.

A recent literature review had recently been conducted by the health authorities and two
reports with national recommendations and guidelines for palliative care had been
published at the start of the project'?®: ', They were used as a basis for the design of the
S-PCG, together with relevant national quality indicators' 1% and an international care
guide'’. “The “10/40 model”, developed by the International Collaborative for Best Care
for the Dying Person'58, was also used to guide the development of the S-PCG.

Draw on existing
theories and
articulate a
programme theory

Apart from basing the S-PCG on the 10/40 model, the four phases and the ten steps of
the “Ten-step implementation model” of the International Collaborative for Best Care for
the Dying Person'® were used to guide the design of the implementation and the
feasibility testing of the S-PCG. Langley’s model for improvement including the “Plan-Do-
Study-Act’ (PDSA)” cycle'® was used to plan, and reviewed and adjust the S-PCG
project continuously throughout the development process. An initial model for the S-PCG
was drawn up by the steering committee and the project group and was continuously
reflected on, refined and redesigned throughout the project.

Undertake primary
data collection

An extensive data collection was performed during the development of the S-PCG, which
took over 3 years and included three pilot test periods. The result of each pilot test period
generated knowledge that informed the next steps that needed to be taken.

Understand the
context and design
and refine the

The national interdisciplinary team, patient- and public representatives and a broad
variety of experts were included in the development process and gave feedback
throughout the development process. The S-PCG was reviewed and refined after each

development phase

intervention pilot test based on the feedback given, to make sure that it was applicable to different
health care settings. In total, the S-PCG had been tested in 40 different care units,
involving 300 patients.

End the After broad and extensive testing, the S-PCG was launched in the autumn of 2016. The

S-PCG documents are, however, continuously evolving. Based on new evidence and
feedback from the users they will be reviewed regularly and new versions will be
launched when needed. Further research has been planned and initiated with the aim to
create a strong evidence base for the use of the S-PCG in the future.
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Setting

Part 2 of this PhD project arrives from a comprehensive national health care quality
improvement project. The Institute for Palliative Care in Lund initiated the
development of the S-PCG in 2013 by establishing a steering committee which
included academic professors, experienced in the palliative care field (n=4) and a
registered nurse with the role of quality improvement coordinator at the institute
who was the project manager (n=1). The steering committee supervised the project
and provided strategies for design and planning. Based on a stakeholder analysis, a
project group (n=10) was formed, including both clinical and academic expertise
and competence considered relevant to the project. The role of the project group was
to model the content of the new care guide and lead its testing. Figure 2 illustrates
the timeline of the project, from the project start until the first version of the S-PCG
was launched in 2016.

2013 2014 2015 \ 2016

Jan-Mar  Apr—Jun  Ju-Sep  Oct-Dec | Jan-Mar Apr—Jun  Ju-Sep  Oct-Dec | Jan-Mar Apr—Jun Ju-Sep  Oct-Dec ‘Jan—Mar Apr-Jun  Jul-Sep  Oct-Dec

Pilot test Pilot test Pilot test
| 1l 1}
Revision Revision and crea}ion
of support material

Planning and
needs assessment
S-PCG
Version
1.0

Figure 2. Timeline overview of the development of the Swedish Palliative Care Guide (S-PCG).

The S-PCG is aimed for use in the Swedish health care sector. The content of the S-
PCG is based on national'®* '** and international recommendations and guidelines.
As mentioned the content was inspired by and mapped to the 10/40 model from the
International Collaborative for the Best Care for the Dying Person. The 10/40 model
provides a description of the ten key principles and the 40 core elements, that
together encompass good palliative care and should be included in the care for a
dying person'*® ' They are based on the holistic approach that should characterize
palliative care and include principles such as recognizing that the person is in the
last few days and hours of life and that the dying person and those of importance to
that person should have the opportunity to discuss, with the caregivers, their wishes,
feelings and what is important to them'®’. The 40 elements underpin the ten
principles of good palliative care and can be used as quality indicators for good
palliative care. The S-PCG was tested for concurrency by the International
Collaborative for the Best Care for the Dying Person.

The S-PCG was designed to put the palliative care needs of the individual in the
forefront, irrespective of diagnosis, and should be feasible to use throughout the
palliative trajectory, in all relevant care forms, where individuals with potential
palliative care needs are being cared for.
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Participants

Purposive sampling was used to collect data from a broad group of participants with
experiences representing different aspects of the Swedish health care settings.
Participants were recruited as the project evolved, when needed.

National interdisciplinary advisory committee

A national interdisciplinary advisory committee was established, starting with a
group of 40 individuals but successively increasing membership to a total of 95
individuals. The committee were given the opportunity to review each version of
the S-PCG during the development process.

Patient, family and public involvement

A total of 22 patient, family and public representatives participated in the project
during the development of the S-PCG. They were recruited through a patient and
family organization, two senior organizations, and participating health care units.
Furthermore, a total of 300 patients were involved in the clinical testing.

Health care personnel during the feasibility testing

A total of 345 health care personnel, from a total of 40 health care units that were
involved in the clinical testing of the S-PCG, participated in a whole-day
educational programme prior to the pilot testing of the S-PCG. Feedback, both in
the form of written comments during the pilot testing and through focus group
interviews (n=147) at each unit after each pilot test period, was gathered from the
health care personnel. Each unit was assigned to find participants among the
personnel, willing to take part in the focus group interviews, that had been involved
in the pilot test. To get a broader perspective on the feasibility of the S-PCG, they
were encouraged, if possible, to include different professions in the focus group
interviews.

Other experts who were identified as relevant to the development of the Swedish
Palliative care Guide

Throughout the project, other experts (n=49) were invited to review the content of
the S-PCG documents. Some provided feedback that was gathered through focus
groups meetings, workshops or small group interviews, while others were asked to
give written feedback on the content. They were selected through purposive
sampling when a need for their input had been identified. For example, after pilot
test II it was clear that assistant nurses were underrepresented in the focus group
interviews. This led to the decision to invite assistant nurses to a specific focus group
discussion, to gain their perspective on the content of the S-PCG.
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Data collection

Data were collected in several ways throughout the S-PCG development process,
during three pilot test periods involving 40 care units, in municipal care, hospital
care and specialized palliative care in different areas of Sweden. An overview of the
process of the development of the S-PCG is presented in Figure 3. The Figure also
illustrates the sources of data collection. The data included written feedback, and
data collected during focus group/small group/individual interviews, and workshops
with an interdisciplinary team from each test unit, the national interdisciplinary
advisory committee, and patient, family and public representatives, as well as
professionals and experts from other clinical settings. Data were also collected
through semi-structured interviews with patients and their family members; and a
review of patient records used during the pilot tests of the S-PCG. The collection of
the feedback was categorized under the following items:

= Relevance of the content

= Usefulness/user-friendliness

= Missing issues

= Redundancy

» Teamwork/communication

= Patient and family involvement

* Implementation
An overview with examples of the items checked/questions used for each of these
categories during the feasibility test of the S-PCG is presented in Paper IV,
Supplementary Table B.

Identifying existing Pilot test | Pilot test I Pilot test llI

evidence
Content
validity
fr=n Senior Patient and
organizations public

Patient and
public
representatives|

/_'
Semi-

structured
intervie

Patient
record  /'stakeholder
audits analysis,

Evidence-based needs
standard care plansy  The Swedish \\>*°¢*5™"
instrument for national
high-quality care/\ programme for) 10/40 model
‘. jative care/  International

e Sweg\, Collborative for
The Swedish'\ gt Care for the
national Dying Person

guidelines for

good

Patient and
public
representatives,

Specialist
RNs

Focus
group
discussions

International
literature

palliative care,

The
Swedish Liverpool
Register of ‘Care
Palliative pathway

Care

Focus
group
discussions

group
discussions

experience
and
expertise

roject grou
and steering
ommittee

) 2

roject grou
and steering
mmittee

$

Project group
and steering
ommittee

A

roject group
and steering
ommittee

¥

S$-PCG S$-PCG S-PCG S-PCG
test version 1 test version 2 test version 3 Version 1.0

Figure 3. Overview of the development process of the Swedish Palliative Care Guide (S-PCG) (Study [V'63.p-3).
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Written feedback

Written feedback was collected throughout the development process. The clinical
test users were provided with a special feed-back sheets, available throughout each
pilot test period, where they could write their comments based on the categories
above. Special copies of the S-PCG documents were also printed out and made
available to the test users to write feedback directly on the documents during the
test period. These comments were collected from the whole team anonymously but
the personnel also had the opportunity to leave their own feedback, on paper or
through e-mail if preferred.

Written feedback was also collected from the national interdisciplinary advisory
committee, patient, family and public representatives and other experts in the field.
They were provided with special feedback sheets in Excel format, to give their
feedback on each section of the S-PCG based on the abovementioned categories.
They also had the option to write comments directly on a copy of the S-PCG
documents or to send us their comments through the mail or via e-mail.

Semi-structured interviews

A semi structured interview guide was created by the members of the project group,
including the PhD student, under the guidance of an experienced researcher in the
steering committee. Questions in the interview guide were formulated with focus on
gathering the patients’ and their family members’ opinions about the content of the
S-PCG. This included questions such as “Would you like to tell us what you think
about us asking how daily life works for you?” followed by questions such as “Do
you think that this topic is relevant/important to you?” or “Have any of the issues
we 've discussed today felt inappropriate or offensive?” and “Is there anything else
that you think is important for health care professionals to ask for or attend to, that
we have not discussed?”. Follow-up questions were asked to encourage further
description.

A total of nine semi-structured interviews were performed, four with patients and
five with a family member the patient had nominated. One patient did not have the
energy to participate in the interview, but gave consent for the family member
interview to take place. The patients were recruited from care units that participated
in the pilot project. Two nurses from the project group, who worked at these care
units performed the interviews together. They both had long experience in palliative
care. The nurses took field notes and summarized the interviews.
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Focus group interviews

Focus group interviewing is a qualitative research method that can be used to collect
data on how a certain group make sense of a certain topic that is under investigation.
It derives from the field of social science and has been used to investigate interaction
within a group setting'®, it can also be used to gain insight into a range of opinions
about the issue of focus'®’. Focus groups are also commonly used to gain an insight
into how a new service or product is perceived by the group and to identify potential

problems, which can help with further design of the service or product'®.

Focus group interviews were performed with the clinical test users, patient, family
and public representatives, and other experts relevant to the field of palliative care.
A focus group interview guide was designed and formulated by the project manager
and the PhD student, under the guidance of the more experienced researchers in the
steering committee, inspired by Krueger and Casey'®. At least two moderators were
present at each focus group session, and the PhD student was involved as a
moderator in many of the focus groups with the different types of participants.
During the first focus groups and in all, except one, of the focus groups with the
patient, family and the public representatives, a more experienced researcher was
also present to assist with the moderation of the session. In pilot test III, involving
35 care units at a nationwide basis, a group of moderators (n= 10, of which four
were from the project group) were trained under the lead of one of the more
experienced researchers in the steering committee. Their role was to assist with the
implementation of test-version 3 and to help with conducting some of the focus
group interviews with the clinical test users. In some cases, persons from care units
working under the same management or that were situated close to each other,
participated in a joint focus group interview.

Field notes were taken during all focus groups, complemented by reflection notes
afterwards. For some of the focus groups, the sessions were audiotaped. The focus
group interviews took place in facilities set aside for this purpose at the different
care units, or in meeting rooms at the Institute for Palliative Care. Pragmatic
variations in the size of the groups were allowed. Irrespective of size they all
followed the same structure, as described above for focus group interviews.
Interviews with two or three participants will here be referred to as “small group
interviews” and those with only one participant as “individual interviews”.

A total of 40 focus group/small group interviews, with two to 16 participants per
session, and three individual interviews were performed. Each interview session
lasted 60—120 minutes. A total of 198 individuals participated in the focus
group/small group/individual interviews. Table 6 gives an overview of the focus
group/small group/individual interviews, together with the semi-structured
interviews and the workshops that were held during the three pilot test periods.
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Table 6. Overview of the focus group, small group and individual interviews and workshops performed during the
development of the Swedish Palliative Care guide (S-PCG).

Clinical test users Twenty-seven 2-16 n=147 Registered nurses (n=81)
focus Physicians (n=20)
group/small Assistant nurses (n=23)
group interviews Unit managers (n=14)
Health care quality-development
lead (n=1)
Physiotherapists (n=3)
Occupational therapist (n=3)
Social worker (n=1)
Dieticians (n=1)
National One workshop 6-7 n=32 Registered nurses (n=17)
interdisciplinary with two rounds participants Physicians (n=6)
advisory committee of group in each Assistant nurses (n=2)
discussions group Health care quality and practive
development leads (n=2)
Physiotherapists (n=2)
Occupational therapist (n=1)
Dietitians (n=2)
Patient, family and Four focus 2-11 n=13 not applicable
public representatives group/small
group interviews
Physiotherapists in One focus 12 n=12 Physiotherapists (n=12)
palliative care group interview
Assistant nurses Two focus 3-8 n=11 Assistant nurses (n=11)
group interviews
Registered nurses from | Two workshops 5-6 n=11 Registered nurses (n=11)
specialist care units with focus group | participants (From specialist care units in
discussions in each cardiology, haematology, home-
group based palliative care, nephrology,
pulmonology, and surgery)
Patients, at a care unit Nine semi- One n=9 not applicable
participating in the pilot structured
tests, and their family interviews
members
Regional team for One focus Seven n=7 Psychologist (n=1)
strategic development group interview Strategic regional developer (n=1)
of children as next of Social workers (n=2)
kin Socionomists/Psychotherapists
(n=3)
Dietitians One small Three n=3 Dietitians (n=3)
group interview
Municipal care One small Two n=2 Municipality care-managers (n=2)
managers group interview
Religious/spiritual One individual One n=1 not applicable
representative interview
International researcher | One individual One n=1 Physician and professor in clinical
interview and palliative medicine (n=1)
General practitioner One individual One n=1 General practitioner (n=1)
interview
N=250
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Workshops

Three workshops were held with a total of 43 participants. One whole day workshop
was held with the national interdisciplinary advisory committee, involving 32
participants (registered nurses (n=17), medical physicians (n=6), assistant nurses
(n=2), physiotherapists (n=2), occupational therapists (n=1), dietitians (n=2) and
health care quality and practice development leads (n=2)). The participants were
divided into five groups, with six to seven persons per group, and participated in
two group discussion sessions of 60—90 minutes each, followed by a 4590 minute
whole-group discussion. The two sessions were separated by a lunch break in a
different environment. Each group was given discussion-topics on paper. At the end
of the session they were asked to write down as a group the main points from the
session. Five researchers/project group members, including the PhD student, were
each assigned to one of the groups to observe and take notes during the discussion.

Two half-day workshops were held with nurses (n=11) representing different
specialist care units, for example in cardiology, haematology and specialized
palliative care. The goal was to collect specific feed-back on the care interventions
for part 2 of the S-PCG. The participants were divided into two groups, one group
of five and the other of six persons. Two project group members, including the PhD
student, were assigned to each group to moderate and to take field notes. Each
session lasted for 90—120 minutes and was followed by a 60-minute whole-group
discussion. The workshops took place at the Institute for Palliative Care in Lund.

Audit of patient records

After the three pilot tests, a total of 656 S-PCG documents on 300 patients were
audited. The used S-PCG documents were copied and anonymized by the health
care professionals before they were handed over to the project lead. The documents
were reviewed in a structured way by the project manager and the PhD student, with
the help of an audit sheet that had been designed for this project. After reviewing
the patient records, a summary was made for each care unit, with an overview of:

= the number of S-PCG documents that had been included and the number of
patients who had been allocated to each part of the S-PCG

* what questions had been answered/what assessments had been performed
and which questions/assessments had been skipped

* any obvious misunderstandings in the use of the S-PCG
= items that had been added that should possibly be included in the S-PCG

= what care-interventions had been used and if new care-interventions had
been added

= which profession had documented each item and if there had been a team
collaboration
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Creating structure for “children in the family”

Sections in the S-PCG were created to highlight children as members of the family.
These sections are based on national and regional guidelines® '*- 7' and the
Swedish laws on health and social services, and patient security, for children as
family'> "*. The aim of these sections in the S-PCG was to create a structure the
health care personnel could use as a support to identify and focus on children as
family, to acquire what these children know about the prognosis and diagnosis of
their ill family member, and whether they need any support.

Apart from collecting feedback from those involved in the S-PCG project, as
described above, the PhD student participated in a project initiated by the Swedish
National Board of Health and Welfare to involve a team of experts from each region
in Sweden in developing national and regional strategies for children as next of kin.
The PhD student used this opportunity to collect feedback on the content of the S-
PCG regarding children as family from the other team members from her region
(n=7), during one of their meetings. She also sought out other experts working with
children as next of kin (n=6) to invite them to review and give written feedback on
the content of the S-PCG. They included researchers (n=3) with focus on children’s
bereavement, and interventions and support for children and youth; a project leader
and researcher working in a national strategy for children as next of kin (n=1); a
project leader at the National Board of Health and Welfare for children as next of
kin (n=1); and a social worker with long clinical experience in working with
children and families facing bereavement (n=1). Couple of social workers involved
in the national interdisciplinary advisory committee also gave specific feedback on
the sections in the S-PCG concerning children as family (n=2).

Data analysis

Thematic analysis as described by Braun and Clarke'” inspired the data analysis in

Part 2 of this PhD project. Thematic analysis is part of qualitative research
methodology and the term “thematic analysis” can be used as an overarching term
to describe the approach to identify patterns of shared meaning or themes in

qualitative data'”".

Inspired by Braun and Clarkes six-phase process of thematic analysis'’*, the data
analysis started with familiarization of the data from the different data sources,
where the project manager and the PhD student, each separately read the written
feedback and listened to the audio-taped interviews, while taking notes based on
their initial thoughts and thereafter creating initial codes. Two more experienced
researchers also did the same, after dividing the material between them. Afterwards
meetings were held where the research group discussed their take on the material
and reflected on the initial coding which had been grouped together in a big matrix,
under the categories Relevance of the content; Usefulness/user-friendliness; Missing
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issues; Redundancy; Teamwork/communication; Patient and family involvement,
and Implementation, used to provide a structure for the data analysis.

Thereafter, initial themes were generated from the matrix. Additionally, for the
analysis of the comprehensive data from pilot test III, two more experienced
researchers from the steering committee helped with the familiarization, the initial
coding and the discussion of the basic themes. The basic themes were not seen as
fixed but were continuously discussed and reviewed and new themes were
developed throughout the analysis process. After the themes had been written out
they were discussed in the steering committee and the project group for
conceptualization, that is, as a basis for making decisions on what changes needed
to be made to improve/further develop the S-PCG and create the next test-version.
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Ethical considerations

When performing a study or a quality improvement project in the health care there
are always ethical aspects that need to be evaluated and taken into consideration'”,
especially in palliative care, which can deal with sensitive issues. The research used
in Part 1 of this PhD project, involving bereaved young adults who had lost a parent
to cancer and a matched sample of non-bereaved peers, was carefully planned and
ethical considerations were applied throughout the whole study, following an ethical
protocol that had been established by the research group and has been described
elsewhere'” 7. The study was approved by the Regional Ethical Review Board of

Karolinska Institute, Stockholm, Sweden (2007/836-31).

Part 2 of this PhD project involved the development and the feasibility testing of the
S-PCG. The S-PCG was modelled in a comprehensive quality improvement project
aiming to change clinical practice to better meet patients’ palliative care needs'®,
but at the same time to collect knowledge during the process that could be valuable
for future implementation and use of the S-PCG. The project design and
implementation followed regional and institutional ethical recommendations and
guidelines, as well as being guided by the Declaration of Helsinki. Informed consent
was gathered from the manager of each care unit participating prior to the feasibility
testing of the S-PCG, and the rules and regulations that apply to quality
improvements and clinical audits within the health care, were followed, in
accordance with the Swedish laws.

The ethical aspects, considerations and procedures in both parts of this PhD project
were carefully evaluated, designed and performed with guidance from experienced
academic researchers and followed academic standards. The European Code of
Conduct for Research Integrity'’, regarding reliability, honesty, respect and
accountability, was reflected in the design and performance of the whole project.
Below are some of the ethical considerations that were taken into account regarding
this PhD project in relation to some of the basic principles of clinical ethics.
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The principles of beneficence and non-maleficence

The principle of beneficence is about the researcher’s/health care personnel’s
obligation to work on behalf of the participant/patient and to act for the benefit and
welfare of the participant/patient. It includes several ethical/moral rules such as to
protect/defend the rights of others, prevent harm, and help persons in need'”.
Related to this, the principle of non-maleficence is the obligation to not harm the
participant/patient. This includes several moral rules, such as: do not kill, do not
cause pain or suffering and do not deprive others of the goods of life. This means
that the benefits should always be weighed against the burden or possible risks'”’.
This is extremely important in end-of-life care decisions where the goal is to attain
the highest possible quality of life and to relieve suffering'’”'”®, not only for the
patient themselves but also for their family.

There is a risk of causing distress or harm to participants when asking about
sensitive issues such as the experience of losing a parent to death, as in Part 1 of this
PhD project. In addition to phrasing questions carefully, the data collection was
avoided during holiday seasons or during the month of the anniversary of the
parental loss with the purpose of minimizing the risk of causing distress to the
participants®. Furthermore, the information letter included contact information of
the researcher/research assistant and in case the participants needed to talk to
someone after answering the questions, a referral to an experienced social worker
in the field was possible.

However, it is also necessary to look at the potential benefits of the study and ask
whether it is ethical not to collect the present data when the information gathered
may result in an improved situation for children and adolescents losing their parent
to serious illness in the future. It can also be assumed that those who agreed to
participate in the project might possibly even value the researcher’s interest in their
experiences, as was reported in a study looking into adolescents’ and young adults’
perception of surveys focusing on sensitive issues, such as surviving cancer'””. The
project was designed to be ethically sound and it was assessed that the potential
benefits weighed against any potential harm. In a previous report based on the same
data as used in the current study, where free text comments were analysed, the
results showed that the cancer-bereaved youth felt it was both valuable to be able to
help others and therapeutic to participate in the study about their experience of
losing a parent to cancer. This highlights the importance of inviting young adults to
participate in research on bereavement'”. This is supported by the results of two
other studies following the same ethical protocol, where the benefits of conducting
survey studies on sensitive or trauma-related issues outweighed the risks, when care
had gone into the design and the study had been performed with a sensitive approach
towards the participants'’* '7>,
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The S-PCG, which is the subject in Part 2 of this PhD study, is based on national
and international recommendations on the best care for patients with palliative care
needs, with the purpose of obtaining the best quality of life and minimizing suffering
as much as possible for the patient. Studies have shown that early access to palliative
care can both increase quality of life and prolonged life'®. Since the S-PCG is aimed
to support the health care personnel in identifying palliative care needs from early
on and throughout the palliative care trajectory and support evidenced-based
palliative care, the possible benefits that the implementation of the S-PCG can bring
to the patients can be seen. The piloting took place in a well-controlled manner after
the health care personnel had received training according to a training programme
from the Institute of Palliative Care in Lund. However, as previously mentioned,
bringing up palliative care needs, and topics related to end-of-life care, can bring up
difficult thoughts and feelings that needs to be processed. These can include
thoughts about death, dying and suffering and feelings of vulnerability.

The risk of doing harm by using the S-PCG was assessed to be very small compared
with the potential gain, and no bigger than the risk already existing in clinical
practice today. The risk was considered to be well outweighed by the potential
benefits of developing the S-PCG, which was hoped to lead to greater recognition
of palliative care needs among patients and their families, and to put more focus on
addressing those needs. Ultimately it was hoped that the project would benefit both
the participating patients, in their continuing care, and future patients and relatives.

The principle of justice

The principle of justice is that all persons have the rights to be treated fairly, and
equitably. This could mean, for example, that the distribution of health care
resources should be used fair, equitable and appropriate. That does not necessarily
mean that every patient should have the same care, but it could mean that every

patient should get care according to their needs'””.

According to the principle of human dignity and the discrimination legislation,
access to health care or treatment must not be influenced by factors such as a
person’s gender, chronological age, social and economic status, previous lifestyle,
education or ability to look after their own interests. Anti-discrimination legislation
also includes transgender identity, ethnicity, religion or belief, disability and sexual
orientation.

The existing bereavement literature has been criticized for having too little focus on
other cultures or minority groups of the Western societies®> '*!. The exclusion of
children of single parents and first-generation immigrants from the sample that Part
1 of this PhD project is based on disregards the voices of a vulnerable group of the
society, which means that important information may be undisclosed. However, this
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exclusion criterion was set to avoid problems that might result from language
barriers or the need to assess an even larger set of stressors (e.g. war trauma, refugee
experiences, divorce) and other potentially confounding factors. In addition, by
ensuring that the children had been living with both parents at the time of death, the
possible harm that could arise if some participants did not know about the death of
their biological parent before receiving an invitation to the study was avoided. This
inclusion criterion was set to address the concerns expressed by the register holders
during the planning of the study.

The S-PCG was designed to provide support and structure for the health care
personnel when meeting adult patients with palliative care needs, regardless of their
age, diagnosis or where the care is provided. Throughout the development of the
guide, it has been paramount to support integration of the core values of good
palliative care, which highlight the importance of always preserving human dignity.
The S-PCG therefore does not go against the principle of human dignity and equal
or fair access to health care. However, it is worth to mentioning that the S-PCG is
not intended to be used for children with palliative care needs. This could be
interpreted to mean that we discriminate against children based on their age.
However, since the evidence that the S-PCG is based on, applies to adult patients
and their families, it would not be ethical to use this evidence as a basis for care for
children facing death. On the other hand, if the S-PCG is found to provide good
support for high-quality palliative care this might inspire further development of the
S-PCG for minor children, based on relevant evidence.

The principle of autonomy and confidentiality

The principle of autonomy refers to the participants’ right to have a saying, make
their own choices and take actions based on their own personal beliefs and values.
It requires that the researcher/health care personnel should demonstrate good
research ethics'” and respect the participant’s/patient’s autonomy by providing
sufficient information, which is needed to make informed decisions. This includes

informed consent, telling the truth and providing confidentiality'””.

The participants involved in Part 1 of this project (Studies I-III) were provided with
both oral and written information about the research and informed about their right
to withdraw from the study at any time. They were provided with an ethical
information sheet and the reply card was collected separately from the completed
questionnaires?.

In Part 2 of this project, apart from the managers of each participating site giving
their written informed consent, the participants in the focus group interviews and
the semi-structured interviews also gave informed consent to participate, as
promoted under the principle of autonomy. Information emphasizing that
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participation was voluntary with the option to decline participation or opt out at any
time without having to give an explanation was also provided to the participants, in
writing and orally. They were given the opportunity to ask further questions about
the project, orally or by writing down questions on a specific information letter they
were provided with. Moreover, the participants were provided with the researchers’
contact information in case they had any further comments or questions they wanted
to discuss with the project leader.

The patients who were receiving care according to the S-PCG were not required to
give written informed consent as this was part of the health care quality
improvement measures. However, both written and oral information about the
project and that the care unit was participating in the project was provided, with
information that a copy of the completed S-PCG documents would be used for
patient record audits after they had been de-identified. If any patient would have
asked for their information to be excluded from the project, this would of course
have been respected.

In both parts of this PhD project, all data were handled confidentially. All results
are reported at group level only; therefore, no individuals can be identified or singled
out.
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Results

Summary of the main results

In Part 1 of this PhD project, 622 parentally bereaved young adults (73% response
rate) and 330 non-bereaved participants (78% response rate) returned the study-
specific questionnaire. Fifty per cent of the bereaved participants and 51% of the
non-bereaved participants were male, and respectively 50% and 49%, respectively,
were female. Among the bereaved participants, 337 (54%) had lost a father and 284
(46%) had lost a mother (one did not state the gender of the deceased parent)
(Studies I-11I).

Family cohesion was in focus in the first part of this PhD project (Studies I-1II).
Losing a parent to cancer as a teenager was found to be associated with increased
risk of poor family cohesion during the teenage years, compared with non-bereaved
youth. The perception of poor family cohesion was also found to continue into
young adulthood, but only among the maternally bereaved participants (Study ).
Poor family cohesion in the first year after losing a parent to cancer was found to be
strongly associated with long-term negative psychological health-related outcomes
among the bereaved youth, 6-9 years after the loss (Study III). Furthermore, having
had good family cohesion during the first 6 months after the loss was found to be a
predictor for having had an okay way to grieve in the acute bereavement phase,
together with having had the opportunity to have a last conversation with the dying
parent, and male gender (Study II). More than half of the bereaved teenagers in our
study did not find a way to grieve that felt okay during the first 6 months after the
loss and this in turn was found to be associated with long-term unresolved grief
(Study II).

Part 2 of this PhD project, concerns the development and feasibility testing of the
Swedish Palliative care guide (S-PCG), which, apart from identifying individuals’
palliative care needs, also provides support for assessing the needs of the family.
This includes determining whether there are children in the family and identifying
their information and support needs (Study IV). After comprehensive feasibility
testing conducted in 40 different health care settings, we found that the S-PCG has
the potential to help provide a holistic overview of the patient’s needs; it also
supports team assessment and care of the patient with the aim to enhance each
patient’s quality of life and provide support to the family throughout the palliative
trajectory (Study IV).
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Bereavement status and the level of self-reported family
cohesion

Few participants (3.9% of the bereaved participants (paternally bereaved: 3.3%,
maternally bereaved: 4.6%) and 5.8% of the non-bereaved participants) reported
poor family cohesion during childhood. In total 23.5% of the bereaved participants
compared with 14.0% of the non-bereaved participants reported poor family
cohesion at some point during the teenage years. Looking closer at the prevalence
at different time points during the teenage years, 7.8% of the bereaved participants
(paternally bereaved: 7.2 %, maternally bereaved: 8.5%) reported poor family
cohesion before the loss of a parent (Study I). A higher prevalence of poor family
cohesion was reported during the first year after the loss of a parent, with a total of
21.7% of the bereaved participants (paternally bereaved: 18.8%, maternally
bereaved: 25.3%) reporting poor family cohesion at some point during that period
(Study III). In young adulthood, 13.4% of the bereaved participants (paternally
bereaved: 8.4%, maternally bereaved: 19.5 %) and 8.4% of the non-bereaved
participants reported poor family cohesion (Study I), as can be seen in Figure 4.

=—g==Cancer-bereaved o-—Non-bereaved & -Paternally bereaved = - Maternally bereaved

35%

Cancer- bereaved: 6-12

30% | Cancer- bereaved: 0-6 months after the loss

months after the loss N |
, 221% |
— e
} 20.3% }

25% -

I
Cancer-bereaved: | |

20% A Before the loss
| 85% }

16.1%

15% A

10% A

Prevalence of poor family cohesion

5% A
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Figure 4. Prevalence of poor family cohesion in childhood, during the teenage years and in young adulthood among
the bereaved and non-bereaved participants (based on Figure 1 in Study I).
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When compared with non-bereaved youths, the bereaved participants were more
likely to report poor family cohesion during the teenage years, with a crude odds
ratio (OR) of 1.9 (95% CI 1.3-2.7). After controlling for several covariates, such as
number of siblings and depression, the final adjusted OR (ORag;3) for poor family
cohesion remained statistically significant for the bereaved (whole group) (ORag;3
2.0; 95% CI 1.3-3.0), paternally bereaved (ORagjz 1.7; 95% CI 1.1-2.7) and
maternally bereaved (ORagj3 2.4; 95% CI 1.5-3.8) participants. This was also seen
in young adulthood among the whole group of bereaved (ORagj3 1.6; 95% CI 1.0-
2.6) and maternally bereaved participants (ORagj3 2.5; 95% CI 1.6—4.1) when
stratified by the gender of the deceased parent, while there was no difference
between the paternally bereaved and non-bereaved participants in young adulthood

(Study I).

Level of self-reported family cohesion in the first year
after the loss, and long-term health and wellbeing

Among the bereaved participants reporting poor family cohesion in the first year
after the loss of a parent, 31.6% reported moderate to severe depression in the last
two weeks (i.e. in young adulthood) and 8.6% of those who had reported good
family cohesion in the first year after the death of a parent (Study III). Similarly,
participants who had reported poor family cohesion in the first year after the loss of
a parent reported higher prevalence numbers in all of the long-term negative
psychological health-related outcomes under investigation, compared with those
who had reported good family cohesion in the first year after the loss (Figure 5).
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Figure 5. Prevalence of health-related outcomes among young adults, 6-9 years after the loss of a parent to cancer, in
relation to the level of self-reported family cohesion in the first year after the death of a parent during the teenage years
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When looking at the associations between reported levels of family cohesion and
long-term health and wellbeing, bereaved youth who reported poor family cohesion
in the first year after the death of a parent had a higher risk of reporting symptoms
of moderate to severe depression in the last two weeks, compared with those
reporting good family cohesion, with a crude risk ratio (RR) of 3.67 (95% CI 2.50-
5.40). After adjusting for a variety of possible confounding factors in the three-step
modified Poisson regression model, we found that this difference remained
statistically significant for moderate to severe depression, with an adjusted RR at
the final step (RRagi3) of 2.63 (95%CI 1.67—4.15). Bereaved youth who reported
poor family cohesion in the first year after the loss of a parent were also more likely
to report lower levels of wellbeing (RRagj3 1.89; 95% CI 1.32-2.71), symptoms of
anxiety (RRagj3 1.69; 95% CI 1.14-2.51), problematic sleeping (RRagj3 1.65; 95%
CI 1.14-2.38) and emotional numbness (RRagj3 1.98; 95% CI 1.20-3.27) once a
week or more at the time of the survey. Those reporting poor family cohesion in the
first year after the loss were also more likely to have low quality of life at the time
of the survey, with a crude RR of 1.50 (95% CI 1.02 — 2.22), but this difference did
not remain statistically significant in the adjustments for possible confounding
factors.

Acute and long-term grief reactions and experiences

More than half of the bereaved participants, 57%, reported that they did not have a
way to grieve that felt okay during the first 6 months after the loss (Study II). Figure
6 illustrates the prevalence of the different acute grief experiences and reactions.

A total of 45% of the parentally bereaved participants reported unresolved grief in
the long term or 6-9 years after the death of a parent. Not having had a way to grieve
that felt okay during the first 6 months after the death of a parent was found to be
associated with long-term unresolved grief, with a crude OR 0f 4.32 (95% CI 2.99—
6.28). After adjusting for background, family and health care- related variables the
difference remained statistically significant (ORag3 4.14; 95% CI 2.77-6.23).
Long-term unresolved grief was also found to be associated with those that had been
numbing and postponing (42%) (ORagj3 1.73; 95% CI: 1.22-2.47), overwhelmed
by grief (24%) (ORagj3 2.02; 95% CI 1.35-3.04) and discouraged from grieving
(15%) (ORagj3 2.68; 95% CI 1.62—4.56) or those who had concealed their grief to
protect the living parent (24%) (ORagj3 1.83; 95% CI 1.23-2.73) (Study II).
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Figure 6. Prevalence of six different grief experiences and reactions in the first 6 months post-loss

When looking at possible predictors for having had an okay way to grieve in the
first 6 months after the loss of a parent, associations were found with being male (p
= 0.0020), having had good family cohesion (p = 0.0046), and having talked about
what was important with the dying parent (p = 0.0015) (Study II).

Gender differences

The bereaved female participants were more likely to report poor family cohesion
during their teenage years compared with the non-bereaved female participants
(paternally bereaved female participants: OR: 2.7; 95% CI 1.3-3.89, maternally
bereaved female participants: OR: 3.2; 95% CI 1.8-5.5) (Study I). This was also
seen in young adulthood but only among the maternally bereaved female
participants (OR 3.5; 95% CI 1.8-7.1). At the same time, no statistically significant
difference was found between the bereaved and the non-bereaved male participants
at any of the three periods under investigation (childhood, the teenage years and
young adulthood) (Study I). A total of 13% of the bereaved male participants
reported poor family cohesion at some point during the first year after the loss of a
parent while 30.5% of the female participants did the same (Study III).

When looking at the acute grief reactions and experiences, 65% of the bereaved
female participants, and 49% of the bereaved male participants, reported not having
had an okay way to grieve. The prevalence of the different acute grief reactions and
experiences among the bereaved male and female participants is shown in Figure 7.
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Figure 7. Prevalence of acute grief experiences and reactions (in the first 6 months after the loss of a parent) among
the beraved male and female participants.

A total of 52% of the female participants and 37% of the male participants, reported
unresolved grief at the time of the survey. An association between not having had
an okay way to grieve and long-term unresolved grief was found both in male
(ORagj3 6.72; 95% CI 3.65-12.84) and female participants (ORagj3: 2.73; 95% CI
1.54-4.89). When looking at the association between long-term unresolved grief
and the other acute grief experiences, some of the variables where found to be
statistically significant among male participants (e.g. concealed grief: ORagj3 3.41;
95% CI 1.55-7.77) and other variables among the female participants (e.g.
discouraged from grieving: ORagj3 2.74; 95% CI 1.41-4.32) (Study II).
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The structure and main content of the Swedish Palliative
Care Guide

The S-PCG includes three parts that can each be used to identify and assess
individual care needs during the whole palliative care trajectory from early
identification to end-of-life care and care after the death of the patient, including
bereavement care for family members. It provides structure for addressing the
different individual care needs and for following up on them with care interventions.
The S-PCG also provides structure for identifying the information and support needs
of the children in the family, both before the death of their family member and in
bereavement (Study IV). Figure 8 provides and overview of the different parts of the
S-PCG and Figure 9 gives an overview of the main content of the S-PCG presented
in the form of a circular table of contents.

Transition to The patient The patient
palliative care is dying is deceased
Months up to a year May have a few days up to

left in life aweek left in life

ASSESSMENT OF
PALLIATIVE CARE NEEDS

END-OF-LIFE
CARE

_PART ZD

(") CARE INTERVENTIONS ’ CARE INTERVENTIONS

PART 1

" FOR PALLIATIVE CARE FOR THE DYING PERSON

Figure 8. Overview of the Swedish Palliative Care Guide(S-PCG) and its different parts'®3:p7.
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SYMPTOMS AND STATUS
FUNCTION IN DAILY LIFE
CONVERSATIONS AND ASSESSMENTS
END-OF-LIFE CONVERSATION
MEDICAL DECISIONS
INFORMATION
WHAT IS IMPORTANT NOW
WISHES AND PRIORITIES
WHAT DOES THE PATIENT WANT
TO KNOW AND DO
UNDERSTANDING
PATIENT'S INVOLVEMENT
SOCIAL CONTEXT
FAMILY / NEXT OF KIN
CHILDREN IN THE FAMILY
PLANNING
COORDINATION
CARE INTERVENTIONS
REASSESSMENT
CONSENT
NAMES AND SIGNATURE
AFTER THE DEATH
CARE OF THE DECEASED
BEREAVEMENT SUPPORT

Figure 9. Overview of the main content of the Swedish Palliative Care Guide (S-PCG).
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Children in the family, and the Swedish Palliative Care

Guide

There are sections in the S-PCG that focus on support to the children in the family.
In part 1 of the S-PCG, which is a shorter version of the S-PCG, the questions about
children in the family are included in the section on Family/persons of importance
(Figure 10). Under this section the health care personnel are guided to ask about the
patient’s social situation, whether there are worries in the family and if there is a
need for support to a family member. The health care personnel are also guided to
ask whether there is a child or children in the family and what the child knows/the
children know about the patient’s diagnosis and prognosis.

¥ 1.4 FAMILY / PERSONS OF IMPORTANCE
Does the patient live alone?

Is there any severe distressin the family?

Is anyone in the family in need of support?

Are there any children (018 years old)
in the family/of importance to the patient?

Conversation conducted with guardian,
regarding what the child/children know/s about
the diagnosis/prognosis

0 yes
0 yes
0 yes

O yes

0 yes

Figure 10. Family/Persons of importance in part 1 of the Swedish Palliative Care Guide (S-PCG).

Part 2 of the S-PCG includes a section specifically for children in the family, with
more detailed guidance provided (Figure 11). For a child who needs, or children
who need, information or supportive conversation, there is also an appendix

dedicated to children in the family.

Number of children

Year(s) of birth

2.9 CHILDREN IN THE FAMILY (0-18 YEARS OLD)

Are there any children in the family/of importance to the patient?

Does the patient have sole custody? !fyes, contact social worker
Conversation conducted with guardian regarding what the
child/children know/s about the diagnosis/prognosis

Information brochure given to guardian

Has a social worker been informed that there is a child/children involved?

Conversation with the child/children is needed !fyes, open the appendix on children of importance

0 yes 0 no
0 yes O no
Oyes  DOno
0 yes O no
0 yes Ono O not applicable
0 yes O no

Figure 11. Children in the family in part 2 of the Swedish Palliative Care Guide (S-PCG).
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Part 3 of the S-PCG also contains a section about children in the family, similar to
the one in part 2, only with some adjustments, to give more focus on bereavement
and grief.

In the test versions 1 and 2, the support for children in the family was imbedded
within the actual S-PCG documents. Many comments were received, especially
from elderly care units where it was felt that this content took up a lot of space when
very few children in the family were among their clients.

“Most of our patients [in the nursing home] do not have minor children; that section
takes up a lot of space” (Clinical test user)

This led to the solution that the basic questions about children in the family, required
according to health care law in Sweden, were kept in the main documents. This
included questions to determine whether there are children in the family, what they
know about the diagnosis and prognosis and whether they are in need of a
conversation with health care personnel or need further support. Further guidance
regarding children as family was then appended to S-PCG part 2, for use before the
patient’s death, and part 3, for bereavement support (Figure 12).
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W st AFTER DEATH S-PCG PART 3
CAREGUIDE APPENDIX Il — CHILDREN AND BEREAVEMENT SUPPORT 0-18yearsod eoo

Bereavement support carried out  date date

[N BEREAVEMENT SUPPORT FOR CHILDREN OF THE FAMILY/OF IMPORTANCE TO THE DECEASED PERSON

[J not applicable

[ with child/children [0 with child/children and guardian
0 with child/children and other relative

Health care professionals present

[ social worker [ doctor 0 nurse

Dassistant nurse 0 other

Content of the conversation

D Or see electronic record entry  Date

M CHILD/CHILDREN IN NEED OF SUPPORT

Support needed*:

sign

* can be e.g. sodial, practical or counselling

D Or see electronic record entry ~ Date

I NEED TO ARRANGE CONTACT WITH:

0 studenthealth [ social worker 0 psychologist
[ social services [ grief support group [ primary caregiver
0 not applicable

Comments

[ school/preschool
[ other

Figure 12. Children and bereavement support in part 3 (appendix) of the Swedish Palliative Care Guide (S-PCG).
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Feasibility testing and main adjustments to the Swedish
Palliative Care Guide

Relevance of the content

The content of the S-PCG was considered important and feedback was that it is
relevant and provides a good overall picture of the patient’s needs. It was considered
appropriate for a broad number of patients although some participants giving
feedback wanted to know whether the same documents were suitable for use in all
care forms (Textbox 1).

Textbox 1. Example of the feedback regarding the relevance of the content of the Swedish Palliative Care Guide

“The S-PCG is a good document that addresses important issues.” (Patient, family and public representative)
“You get an “overall look of things” with the S-PCG.” (Clinical test user)
“Good. It is important to ask the family about their need for support.” (Patient, family and public representative)

“Would it maybe be better to have different documents...for example, one for home care and one for hospital
care?.” (Interdisciplinary advisory committee)

Usefulness — user friendliness

Overall, the S-PCG was perceived to give a good support for the care of the patient,
and for gathering all the information needed. According to the feedback, the S-PCG
is clear and usable. The patient, family and public representatives commented that
the S-PCG came across as professional. However, it was also seen as very extensive
and time-consuming to complete by the personnel. Some who gave feedback said
that it was difficult for the user to know when to use part 2 and when to use part 3
of the S-PCG (early and late stages of palliative care). In addition, it was felt that
filling in parts 2 and 3 meant a lot of duplication (Textbox 2).

Textbox 2. Example of the feedback regarding the usefulness/user-friendliness of the Swedish Palliative Care Guide

“Yes, the documents are clear and seem to be usable.” (Interdisciplinary advisory committee)

“It's good that the S-PCG first finds the problem and then guides us to take action to solve/alleviate it”
(Clinical test user)

“Some words are maybe technical, like more medical terms, but this [the S-PCG] is also aimed for the
professionals and that feels safe.” (Patient, family and public representative)

“A standing reflection is that the S-PCG documents are too comprehensive and take a very long time to
complete.” (Interdisciplinary advisory committee)

"Comprehensive material but good that you can choose what is relevant for each patient." (Clinical test user)

“Take away ‘early and late stages’ [of palliative care] from the title, it doesn’t help and is just confusing”
(Interdisciplinary advisory committee)

“When a patient is admitted at S-PCG part 2 stage and then shortly after he is dying and needs to move on to
part 3, we need to fill in all the same information again, that’s a lot of work.” (Clinical test user)
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Missing issues

Many who tested the S-PCG felt that nothing was missing; others asked for more
space for text and for clearer instructions on how to use the S-PCG and a digital
version of the S-PCG. The patients highlighted that health care personnel need to
ask about pets or whether there is anything else that is worrying for the patient
(Textbox 3).

Textbox 3. Example of the feedback regarding missing issues in the Swedish Palliative Care Guide (S-PCG).

"The S-PCG has a good content; all the important elements are included." (Clinical test user)

“...better instructions before the use, | am not sure how to use the different parts of the S-PCG.” (Clinical test
user)

“It should be made clearer that you can skip items that are not relevant to the patient you're caring for”
(Clinical test user)

“...more space for writing what ADL-aids* the patient has” (Interdisciplinary advisory committee)

“They need to ask if there is something else | am worried about, such as who is taking care of my cat.”
(Patient, family and public representative)

*ADL = activities of daily living]

Redundancy

As mentioned, we got feedback that the S-PCG is very extensive; and at the same
time that there was nothing that could be removed, that all contents were important
as they could be relevant to some patient at some time. An exception was the
medication list, which all care units document elsewhere in the patient record system
(Textbox 4).

Textbox 4. Example of the feedback regarding redundancy in the Swedish Palliative Care Guide (S-PCG).

“Nothing. The S-PCG is comprehensive and extensive but everything in it is important.” (Clinical test user)

“Everything in the material is essential and nothing needs to be added or removed." (Patient, family and
public representative)

“Nothing. Everything could be relevant to some patient at some point.” (Interdisciplinary advisory committee)

“It would be double documentation to have status updates and a medication list in the S-PCG because they
are already in our digital patient records.” (Clinical test user)

Teamwork — communication

The S-PCG prompted discussions about the current practical routines; it highlighted
the teamwork and helped the team to gain an overview of a patient’s problems and
needs and to discuss them in a timely manner. Some members of the teams were
sceptical and it was difficult to get all on board. The patients and family
representatives highlighted the importance of being given clear information about
whom to contact and where to get support (Textbox 5).
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Textbox 5. Example of the feedback regarding teamwork and communication using the Swedish Palliative Care Guide
(S-PCG).

“It's good that the S-PCG makes the end-of-life conversations visible to everyone in the team.” (Clinical test
user)

“The S-PCG requires teamwork, which is good.” (Interdisciplinary advisory committee)
“The S-PCG clarifies what the assistant nurses do in the team — GOOD!” (Clinical test user)

“As a doctor | can say that the S-PCG has to do more with the nurse’s work, but it isn’t overwhelming and
there is much gained once part 2 has been done.” (clinical test user)

“Difficult to get employees on board in the beginning but it got better later.” (Clinical test user).
“Difficult to get doctors on board.” (Clinical test user)

“The health care provider must help the patient to find out know where to go, who to talk to, or how to get a
referral to others, if the patient's needs cannot be met.” (Patient, family and public representative)

“The personnel need to make sure that the relatives are guided towards the right person/appropriate support
when needed.” (Patient, family and public representative)

Patient and family involvement

Patient involvement was not felt to be a barrier for most of the clinical test users,
although a few felt reluctant to involve the patients and their family. The users felt
that the S-PCG clarifies the needs of the patient and their family and brings forward
the work that is being done for them. The families felt reassured, that the support
was improved and said that the S-PCG creates feelings of security (Textbox 6).

Textbox 6. Example of the feedback regarding patient and family involvement in relation to the usage of the Swedish
Palliative Care Guide (S-PCG).

“Information about the S-PCG to patients and relatives is not perceived as a barrier in our team.” (Clinical test
user)

“It can be difficult with the needs of the family; they can have many needs and we want to focus our time on
the patient.” (Clinical test user)

“It is good to go through the S-PCG; [it helps] you [to get to] know what the patient and the family want.”
(Clinical test user)

“The S-PCG clarifies the palliative care needs.” (Clinical test user)
“The family see what we work with in the S-PCG and feel that what we do is important.” (Clinical test user)

“The S-PCG creates security for the family; you check if the document is filled in.” (Patient, family and public
representative)

“The S-PCG provides reassurance to the family members, once they have been informed about the care
plan.” (Clinical test user)
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Implementation

Information and training in using the S-PCG is needed and this highlights the
importance of basic education in palliative care. The feedback also highlighted that,
in order to succeed with the implementation of the S-PCG, managers need to be on
board and there needs to be adequate time to plan the use of the S-PCG. It was
mentioned by the family representatives that the instructions need to include that it
is important to offer a conversation with the family without the patient present.
Another important comment, made by a patient representative, was to provide
guidance and support for the health care personnel in performing end-of-life
conversations and to include patients’ stories in the education and training (Textbox
7).

Textbox 7. Example of the feedback regarding implementation of the Swedish Palliative Care Guide (S-PCG).

“The S-PCG is good and useful but you need training in order to understand how to use the documents.”
(Clinical test user)

“With a lot of new staff, there is a need for education in basic palliative care.” (Clinical test user)
“[There must be] more involvement of the manager.” (Clinical test users)
“The nurses wanted to test the S-PCG on all of the patients but the management said no.” (Clinical test user)

“To go through and decide on how the documentation procedures and routines should be, before using the
S-PCG is important.” (Clinical test users)

“There should have been more time for planning.” (Clinical test users)

“Put in the user guide that it is important to sometimes have a conversation with the family members without
the patient around. When you ask questions about how the family member is holding up or if he or she needs
support it is sometimes difficult to answer honestly if the patient is close by.” (Family representative)

“Before implementing the S-PCG on a new ward, the clinic should ensure that they involve someone within
the practice who is experienced in dealing with the difficult conversations, such as telling someone that they
are dying. So that this person can guide and be supportive to the others.” (Patient representative)

“I suggest that you record stories from patients, asking the question ‘What is important to you?’ and include
them in the training/introduction of the S-PCG to healthcare professionals. So, they don’t forget why they’re
doing this work.” (Patient representative)
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Main adjustments made to the Swedish Palliative Care Guide

Several changes were made to the S-PCG documents after the final testing of the S-
PCQG, including the merging of parts 2 and 3. Education programme and support
documents were finalized and inspirational and instructional videos were made.
Textbox 8 gives and overview of the most significant updates that were made.

Textbox 8. Examples of some of the most significant uppdates made before launching the Swedish Palliative Care
Guide (S-PCG).

Content
The content itself did not change much in the final adjustments except for small details and adjustments to the
wording.

Only the basic questions for children in the family were retained in the main documents. More specific guidance
for support was moved to an appendix, to be used when needed.

Usefulness — user-friendliness
Parts 2 and 3, of the S-PCG, were merged to form parts 2 and 2D (D for the “dying phase”), to address the
problem of repetition and double documentation , and the terms “early and late palliative care” were omitted
from the titles of the parts.

A circular table of contents was added at the beginning of each document, together with a short explanation of
the aim and when to use each part.

Checkboxes for “not applicable at this moment” were added in several places in the S-PCG documents.

Missing issues and redundancy
The support questions, about the patient’s wishes and priorities, were moved from the appendix into the main

document and a question about pets was added to these “support questions”.

The medication list was removed from the S-PCG and a note to refer to the digital medication list was added to
the documents.

Teamwork — communication
A brochure with information for patients and their family was created in collaboration with patient and family
representatives, including a space for written information about whom to contact.

A video about the S-PCG was created, which includes topics such as the importance and benefits of teamwork
and tips on how to include the team in the implementation of the S-PCG.

Patient- and family involvement
The importance of patient involvement was raised both in an online video about S-PCG users’ experience and

in the S-PCG education programme.

Brochures were created to facilitate the implementation of the S-PCG and complement the online information
videos.

A whole-day educational programme about the S-PCG was created, including, among other things, a video with
stories from a patient who was filmed.

Implementation
Support material was created, such as online videos and brochures with short, practical users-instructions as
well as recommendations highlighting the importance of good planning before implementation. A video and a
brochure especially targeting managers were also created.

As mentioned above the whole-day educational programme about the S-PCG also included a video of stories
from a patient.
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Discussion

General discussion of the results

In accordance with the overall aim of this PhD project, this thesis describes family
cohesion, as perceived by young adults who lost a parent to cancer in their teenage
years, and its association with long-term health and wellbeing. It also describes their
acute and long-term grief reactions and experiences. Furthermore, the thesis
describes the development of the Swedish Palliative Care Guide (S-PCG), including
support for health care personnel in attending to the needs of children as family
members of the dying patient. Here, in the General discussion of the results, some
of the main “take-home-messages” based on the results of the study will be
discussed briefly, in relation to possible clinical implications.

Increased risk of poor family cohesion after losing a parent to cancer
as a teenager

Losing a parent to cancer as a teenager was found to be associated with increased
levels of poor family cohesion during the teenage years, compared with non-
bereaved participants, and this lasted into young adulthood among the maternally
bereaved participants (Study I). There is a lack of research on how family cohesion
changes over time from the perspective of bereaved youth. However, in a study on
non-bereaved adolescents, a small decrease in cohesion within the family was seen
at the beginning of adolescence, which declined to pre-adolescent’s levels at the
beginning of adulthood'®. A similar decline has also been seen regarding perceived
parental warmth during adolescence'®*'®, This is considered to be due to the nature

of adolescence, which drives teenagers to seek independence from their family'®.

An association between impaired family cohesion and negative outcomes for
bereaved adolescents, such as self-injurious behaviours®' and anxiety and
depression'®, has been reported in some studies. In a longitudinal cohort study on
non-bereaved adolescents, Rattay et al'* found family cohesion to be the strongest
mediating factor for emotional and behavioural problems and health-related quality
of life in both nuclear families and stepfamilies, and single-parent households. Lack
of family cohesion was even shown to be a stronger predictor for these problems
than divorce between parents or a low socio-economic status of the family'®. The

65



results of this thesis should therefore raise awareness that bereaved families are at
risk of having poor cohesion, and highlight the need to strengthen the family
cohesion in bereaved families.

According to the conclusion of a systematic review on self-reported assessments of
family function®’, no validated screening instruments for identifying family
cohesion are available that are concise enough for application in day-to-day clinical
practice. However, one of the crucial components that enables good family cohesion
is communication between the family members®'. In this regard, health care
professionals have a major role in guiding and supporting parents to communicate
with their children when a parent is facing life-threating illness” '*’. The health care
personnel could assist by, in the first hand, routinely asking whether there are any
children in the family, followed by conversations with the parents, and the teenagers
themselves, about what they have discussed between them, and what the children in
the family know about their parent’s diagnosis and prognosis, and whether the
children are aware of the life-threatening condition of their parent®. Guidance for
this is included in the S-PCG (Study IV), with the intention to encourage the health
care personnel to put children as family on the agenda when using the S-PCG in
clinical practice. These discussions, which should be individually adapted and
conducted in a sensitive manner” ''¥, may enable the health care personnel to
identify those families that have not had these conversations with the children in the
family.

In a study performed in a Swedish oncology setting, parents expressed that they
found it difficult to talk to their children and wished for more support and guidance
from the health care personnel on how to talk to their children''®. As recommended
in a recent practical guidance from The Lancet, which was based on a literature
review and expert workshop, it can sometimes be helpful just to provide the parents
with reassurance that it is okay to find these conversations difficult and that it is not
harmful to show difficult emotions in front of their children; rather, this allows the
children to also express their own feelings”. This can encourage parents to take the
step and start a conversation with their children, which in turn can help the children
to cope with the loss, since open communication within families has been shown to
be beneficial to children’s adaptation after the death of a parent'®. In addition to
this, it is recommended that bereaved family members should have the possibility
to have a bereavement discussion with some of the health care personnel who was
involved in their deceased family member’s care'*” "2 In line with this, a guide for
bereavement support for children in the family was included in the S-PCG (Study
1V). However, direct question about family cohesion is not included and in future
revisions of the S-PCG it may be worth considering adding a question asking about
their own perception of the cohesion in the family.
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Not having had an “okay way to grieve” during the first 6 months after
the loss of a parent, and long-term unresolved grief

It is notable that the majority of the participants (57%) stated that they had not had
an okay way to grieve during the first 6 months after the loss of their parent, and
this was also found to be associated with unresolved grief 69 years after the death
of the parent. As mentioned before, good family cohesion seems to play a major
role in this regard as it was found to be one of the predictive factors for having had
an okay way to grieve during the first 6 months after the death of a parent (Study

1.

The main take from these results regarding grief reactions and experiences is that
instead of prescribing how the teenagers should or should not grieve it is more
important to encourage them to find a way to grieve that feels okay to them. This is
in line with a statement made by Hanie et al® who, after empirical evaluation,
highlighted that it is important not to pressure bereaved children to express their
feelings if they do not find a need to do so®. This is strengthened up by a recent
recommendation by Kentor and Kaplow'®’, that health care professionals should
help children and their families to acknowledge that there is no one “right” way to
grieve'®. As previously discussed, open communication has been shown to benefit
bereaved children'® and one way to facilitate open communication after the death
of a parent is to give the family and the children in the family the opportunity to
address the forthcoming death before it occurs®. In relation to this, the results of this
PhD study showed that having had the opportunity to talk about what is important
with the dying parent was one of the significant predictors for being able to find an
okay way to grieve after the loss (Study II).

The health care personnel can assist the bereaved-to-be families to open up
conversations with the children in the family. However, health care personnel have
expressed challenges in doing so, such as lack of time and high workload”"'"?, lack
of training, and fear of not having the competence to talk to the children or being
able to provide the support that is needed'"”. For some of them, the challenge comes

from the belief that this is not their responsibility'®.

Based on these findings and supported by the results from testing the S-PCG, it is
important for the health care personnel to find security in their practice. This means
there must be clear routines in place. The health care personnel must know where
they can turn to if the children or the family have needs that are not within their or
their health care unit’s capacity to attend to. Likewise, the use of consultation, peer
support and specific guidelines has also been suggested for health care personnel
who meet families with children facing bereavement’. The S-PCG provides support
to the health care personnel when discussion with the children in the patient’s family
is needed, including structure for establishing further contact if needed, such as
contact with the student health care or bereavement support groups. It is also
encouraged in the S-PCG manual to discuss and clarify clinical routines with the
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team before implementing the S-PCG, so that the health care personnel know what
support the team can provide for the children in the family and where to turn to if
other support is needed (Study V).

Another aspect that has been highlighted in several literature reviews is that of the
importance of the knowledge about the variety of grief reactions and coping
mechanisms among children and teenagers who are grieving a parent > * %,
Knowledge about teenagers’ different ways of grieving may thus help bereaved
youth to find a way that feels okay to them. Furthermore, research has shown that
bereaved teenagers want their parents to be provided with knowledge about
teenagers’ different grief reactions and coping styles'". The bereavement literature
has largely focused on the pathological aspects of grief, more studies are needed to
build up the empirical evidence on the normative way of grieving among children
and teenagers®* ''*. Publishing the results of this study is one way to address this
need, by contributing to filling in the knowledge gap. The development of the S-
PCQG, is another way to address this, as its “Children as family” sections include
materials that encourage the health care professional to provide the children and
their parent with information about children’s grief reactions (Study IV). Exactly
what information the health care personnel should provide has, however, not been
specified in the S-PCG, nor what information is available for the health care
personnel to give to the families. This might be a suggestion for further development
of support materials for the S-PCG as well as the education programme.

Family cohesion in the first year after the loss, and long-term health
and wellbeing

Poor family cohesion, as perceived by the bereaved participants, was found to be
strongly associated with negative psychological health and wellbeing, long-term
(Study III). This is in line with other studies that have highlighted the family
environment as one of the biggest mediating factors for the health and wellbeing of
children of cancer patients®” and bereaved children and adolecents*** """ In a study
on dual-parent families with adolescent offspring, conducted in the general public,
higher levels of family cohesion were found to be associated with adolescents’
overall wellbeing, as well as contributing to their emotional wellbeing'®?. In
agreement with evidence showing the importance family cohesion has for the
wellbeing of teenagers, the results of this PhD study highlight the importance of
supporting families that have poor cohesion or that are at risk of having poor family
cohesion. Support may thus be considered an important preventive measure for their
long-term health and wellbeing, although more studies are needed to define what
kind of support should be provided that can strengthen the family cohesion of
bereaved families.
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Abel et al'” have called for more emphasis on health-promoting palliative care
services, including co-operation between the general health care and specialized
palliative care services, as well as involvement of people from the local community
and civic society '**. Other studies have highlighted the need to put more focus on
the public health perspective in palliative care'”* '”>. This includes decreasing
stigma around death and dying, engaging communities in supporting bereaved
individuals, including bereavement in national policies'** '*>and ensuring that both
professionals and families will feel enabled to discuss the issues around death and
dying with children'®*. Also, it includes engaging in interventions that can normalize
bereavement and grief in children'®.

Although, there is much focus on shifting the responsibility to include society as a
whole, the health care service still has an important role to play'®*. However,
Kellehear and his fellow-researchers argue that specialized palliative care should
not be provided in the same way, and universally, to all, but should be provided
according to need'”*. Similarly, Aoun et al'® highlight the importance of providing
bereavement support according to need. The results of this PhD study may support
these suggestions, although family cohesion was found to be a predictor for long-
term health and wellbeing, the majority of the participants, in our study, reported
good family cohesion. Yet, although it has been stated that bereavement support to
adults should only be provided to those in need, it has been suggested that being a
child and losing a parent is enough of a risk factor to benefit from bereavement
support'”’. In a systematic review on the effects of support programmes for
parentally bereaved children and their caregivers, Bergman et al'*® emphasized that
although some children and their families are at higher risk and need more support
than others, the evidence base indicates that a brief, low-cost, interventions should
be available to all parentally bereaved children as this may help prevent more severe
psychological health problems and problematic grieving after the loss'*®. However,
according to several systematic and literature reviews on support programmes and
interventions for bereaved children and adolescents, there is a lack of well-designed
interventions studies and evidence for what kind of support or bereavement
interventions should be provided to whom'® ! %8200 " Although empirically
supported interventions have been shown to be helpful for children and
adolescents'®, there is a call for more studies and interventions tailored especially
to meet the different needs of children'®® and adolescents'®" 1% 2% based on their
developmental stage and other social factors'® !, as well as studies on how to
screen for high-risk families in need of advanced support'®'. To enable support from
the health care to bereaved-to-be children and families, it is necessary first and
foremost that assessment of the needs of family members is incorporated into
clinical practice, where terminally ill patients are cared for. As previously stated,
the development and implementation of the S-PCG in clinical practice is an action
to address this (Study IV).

69



Gender differences

Throughout Part 1 of this PhD project, gender was a factor that was found to
influence the results of our studies. We found that female participants reported
higher levels of poor family cohesion than male participants, at all time periods
(Study I). This is in line with the results of a prospective study on young university
students, showing that family relationships are of greater importance to female
individuals, who seem to be more affected by changes in the family than their male
peers®®'. Female participants were also found to report higher prevalence of all of
the different acute grief experiences and reactions than male participants, and also
reported higher levels of unresolved grief (Study II). Other studies have shown
bereaved girls to be more prone to have internalizing problems® and more vulnerable
to bereavement stressors than boys® 2%%,

Differences in levels of reported family cohesion based on the gender of the dying
parent were also found. Maternally bereaved participants reported higher levels of
poor family cohesion than the paternally bereaved ones, and female participants
reported higher levels of poor family cohesion, both among the paternally bereaved
and among the maternally bereaved participants, compared with male participants
(Study I). Women have been found to be more likely to have better coping
strategies”” and mothers are more likely than fathers to better adapt to life after the
death of their partner”™. Mothers have also been shown to be more capable of
attending to their children’s needs ° and more likely to engage in positive
parenting®® after the loss. In a study from 2005, Ericson et al** found that providing
emotional support to the family members and supporting their emotional well-being
is mostly performed by the mothers of the family. However, it should be highlighted
that the parental roles are culturally dependent, and that they change over time as
the norms in society change. As Werner-Lin and Biank point out, differences in
adaptation after the loss may have more to do with the role of the parent within the

family, than with the actual gender of the parent®”’.

The results of this PhD project suggest the need for awareness about gender and
gender roles when families are facing bereavement. However, more studies are
needed to further investigate bereavement and family relationships in relation to
gender roles.
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Implications for the Swedish Palliative Care Guide to support clinical
practice

Part 2 of this PhD project describes the development of structured support for the
health care personnel, to guide their clinical practice when caring for people with
palliative care needs, highlighting the needs of the patient, family and children in
the family throughout the palliative care trajectory.

The results show that the S-PCG has the potential to provide support for palliative
care in different care settings. (Study IV). However, to drive a change in the
complexity of a health care setting is challenging'** ?*® and it would be naive to
think that the S-PCG presents a simple solution to all the challenges faced by health
care professionals in their everyday life. Based on comprehensive feasibility testing
the results showed that there are several components that need to be considered
before implementation of the care guide. Firstly, the S-PCG should not be seen as a
simple screening tool, but as a way of working with a palliative care approach, and
its implementation should be initiated with careful and thorough planning.

It is also worth mentioning that it was frequently highlighted that the managers of
the care units need to be on board for implementation to be successful (Study IV).
The health care personnel and their managers should look into current standards
within their clinical practice; to find out: What is working well? Which are potential
areas for improvement? What are the current working routines regarding the content
of the S-PCG, and how will the S-PCG be incorporated into the clinical practice in
a way that is most beneficial for the patients and their family, as well as for the
personnel? Avoiding duplication of the same information, in the patient records, is
another factor that is crucial to think about before implementing the S-PCG.

The interdisciplinary team should also discuss what aspects of their current
competence needs further enhancement. This could mean discussing questions such
as: Is there a need for education in; basic palliative care, communication skills,
symptom assessment, and identifying and attending to the needs of children in the
family? The team will also need to plan who will lead the implementation and set
aside time to establish that.

Finally, it is important to highlight that the S-PCG does not aim to provide
standardized care. Rather than striving for that every patient should get the same
care, the aim with the S-PCG is to give every patient the opportunity to receive care
according to their needs. Furthermore, the care structure provided by the S-PCG is
to be used to ensure that important questions will be asked in a timely manner as
relevant to each individual. In this way it will help to bridge the gap between what
is recommended as a best care practice and what is being provided in the clinical
practice, also with regard to the needs of the children in the family.
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Methodological considerations

Validity

The validity of a study can be threatened by errors, which can be either random (by
chance) or systematic (biases). To ensure the validity of the study and to minimize
the chance of systematic errors, the hierarchical step model for causation of bias was
used to guide the design of Part 1 of this PhD project. The hierarchical step model
includes four steps representing the main sources of systematic errors that can
threaten the validity of a study, all of which should be considered when designing

and performing a study'*.

Confounding (Step 1)

One of the main sources of systematic errors derives from confounding factors that
can distort the estimation of the association between the variables under
investigation. This becomes a problem when the confounding factors are unevenly
distributed between the two groups that are being compared, which threatens the
internal validity of the study. Randomization is a one way to minimize the risk of
confounding. For ethical and practical reasons, a randomized controlled trial was
not an option for this study. Despite this, the possibility of bias due to confounding
should be considered and acted on. Some measures were therefore taken, such as
that the control group of non-bereaved participants were matched by age, gender
and type of residence. Also, to account for the error of unmeasured confounding, a
comprehensive questionnaire of 40 pages, including a total of 271 items, was
carefully designed, to measure, and thus enable control for, a broad variety of
possible confounding factors.

Misrepresentation (Step 11)

In the second step of the hierarchical step model the concept of misrepresentation
should be taken into consideration. This could include biases deriving from factors
such as non-participation, loss of subjects to follow-up or errors during the sampling
process, which might result in incomplete information gathered'*?. The study that
Part 1 of this PhD study is based on was carefully designed to minimize the risk of
misrepresentation. Firstly, the study was performed at a nationwide level, where all
participants who had lost one parent to cancer during the reference period were
invited to participate. Secondly, an effort was made to minimize the loss to follow-
up by designing the questionnaire based on topics that were brought up in interviews
with people from the target group, topics that were highlighted as important to them.
Also, time and resources were allocated to a research assistant, who was experienced
in respectfully talking to bereaved youth. The research assistant contacted all
potential participants personally by telephone, after an information letter had been
sent, to give them the opportunity to ask questions about the study before the
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questionnaire and reply card were sent out. The participants were further provided
with a telephone number so that they could ask any questions that might emerge
during the data collection period. A reminder call was also made to those who had
not returned the questionnaire. These measures are believed to have contributed to
a response rate of over 70%, which is one of the biggest strengths of the study.
However, since we do not have any information about the characteristics of those
who declined participation we cannot be sure that there has been no attrition bias.

Misclassification (Step I1I)

The risk of introducing bias due to misclassification or measuring errors is always
present in every study. The questionnaire was carefully designed to minimize this
risk. Where well-established, suitable measurements, that had been validated for the
target group were available for some of the phenomena under investigation, they
were included in the questionnaire. However, since the intention was to study the
subjective experiences of the participants the study mostly followed the well-
established method of “One direct question for one phenomenon” that asks directly
about the real-life phenomenon in question. It was made sure that the questions were
understood as intended, through face-validity interviews with persons from the
target group. This gave the opportunity to collect a very broad set of data from the
participants. Because of the cross-sectional design of the study we do not know if
the data were affected by recall induced bias.

Analytical errors (Step 1V)

In the data analysis phase of the study there is always the risk of analytical errors.
The comprehensive questionnaire included a broad range of various possible
confounding variables. These had been carefully discussed and selected during the
questionnaire development. Furthermore, the choice of statistical analytical
methods was carefully discussed in the research group, which included both
epidemiological and statistical expertise. It is, however not possible to know
whether the results were influenced by unknown factors that were not included in
the survey.

External validity

As several years had passed since the participants had lost their parent and several
more years have passed since the data used in Part 1 of this PhD project were
collected, it is uncertain if their experiences are generalizable to teenagers who are
facing the death of a parent today. This could be a threat to the external validity of
the study, affecting the generalizability of the results to the population today.
However, there is no reason to believe that the impact bereavement has on family
cohesion and its association with health and wellbeing in youth has changed
drastically during this time, or that the nature of grief reactions to loss has changed.
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Also, not using standardized, psychometrically developed instruments limits the
possibility of direct comparison between studies. However, the use of single-item
questions allowed for a very comprehensive collection of data based on teenagers’
own experience when losing a parent to cancer, which would have been impossible
without this design. The study-specific questionnaire included 271 items, asking
about their experience at different times and included a broad variety of topics. The
questions and response options were understood as intended in the face validity test
and in the pilot study, conducted during the development of the questionnaire.

Furthermore, the restrictions of the inclusion criterion, i.e. not including first-
generation immigrants or children of single parents, limit the generalizability of the
results.

Credibility

“Credibility” relates to the trustworthiness of a study that is performed using
qualitative research methods. According to the interpretive description approach
there are four major criteria that can be used to evaluate and reflect on the quality
of a study. They are: epistemological integrity, representative credibility, analytic
logic and interpretive authority'. Below, they are described briefly and reflected on
in relation to Study IV, together with other issues pertaining to the credibility of the
study.

Epistemological integrity

In the interpretive description approach, epistemological integrity is highlighted as
one of the concepts enhancing the credibility of a study'. This means that the
research process must evolve around a research question that is consistent with the
epistemological standpoint of the research, and both the performance of the study
and the analysis are able to logically adhere to the research aim. Study IV of this
PhD project had a clear clinical starting point, being a health care quality
improvement project. It was based on the epistemology of clinical discipline,
meaning that it was based on relevant literature and best care guidelines and aimed
to create knowledge that can be used to solve a problem in a real-life setting®”. The
aim for developing the S-PCG, was to bridge the gap between what is known to be
best care practice for patients facing the death and what is applied in clinical
practice. The S-PCG is a partnership production by many persons with relevant
expertise in the field of palliative care and is highly grounded in clinical practice,
staying true to the epistemology of clinical discipline. Interpretive description
acknowledges that the disciplinary knowledge of the researcher, as a person with
clinical experience and health care discipline as an educational background, will
always affect the interpretation of the results'. This is not seen as a disadvantage,
rather, it can serve the aim of the research to provide knowledge or develop tools
that can actually be used in a real-life setting.
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Representative credibility

In studies following the interpretive description approach, it should be possible to
demonstrate representative credibility'. To do this, it is an advantage to collect data
from more than one perspective and to include methodological triangulation. This
study’s comprehensive study process, as described in the Methodology section, can
surely been said to strengthen the representative credibility of the results. We
collected data from different professions and in 40 different care units. We included
both health care professionals and people with an academical background, and
patients, family and public representatives. By collecting data in several ways,
through written feedback, focus groups, semi structured interviews, workshops and
audit of patient records, an effort was made to gain feedback from different
perspectives and increase the possibility to gain insight into a broad variety of
different patterns.

It can, however, be pointed out that the health care perspective had an
overwhelmingly bigger representation, in terms of number of participants, than did
the patient, family and public representation, and this may have affected our results.
It might have benefitted the project to involve more patient, family and public
representatives and to include them in the steering committee and the project group.
Another criticism that could be raised is that no children were included in the
creation of the sections for children as family and that their perspective was included

by proxy.

Thematic analysis was chosen as a suitable way to inspire the analysis of the data
as it is considered a useful method when investigating factors affecting certain
processes, and to identify views regarding these processes'’" '™, Also, since the
thematic analysis allows for flexibility in how data are collected it suited the
interpretive description approach and was considered appropriate for the study,
based on the fact that the data collection during the S-PCG development process
included several different type of data collection methods.

Analytic logic

Another way of providing credibility to a qualitative study is to describe the analytic
logic followed in the study'. This could be through an audit trail, that describes the
research process from defining the problem, and describing the literature to warrant
the study, to describing the methods, analysis, and interpretation of the findings®'°.
To enhance the credibility of Study IV some of the recommended techniques were
applied, such as taking field notes, taking analytical memos and reflecting on our
sensemaking of the data with others in the research group, bringing in other views.
The interpretations were also presented to the interdisciplinary advisory committee
in a workshop, and to the project group and the steering committee, and through
recurring meetings with patient and family representatives who could review, reflect
and discuss the changes that had been made.
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With the development of the S-PCG we wanted to address a problem that has been
stated by the health authorities, that the execution of high-quality palliative care is
substandard'*® and that it is hard to implement what is known today as “the best care
practices”'*°. It could be seen as an disadvantage that we did not conduct our own
systematic literature review at the beginning of the project, but our development
project was based on two extensive reports for guiding best care practices, which
had just been published, after a thorough literature review'**'>*, and this provided
a sound scientific basis for the study.

Using a variety of methods for data collection was one of the biggest strengths of
Study IV, however, at the same time it also contributed to the biggest challenges as
it generated a very big data matrix. To collect this large amount of data for
interpretation did of course not give us the opportunity to dig deep into each
sentence; the analysis needed to be more focused on the practical value of the
feedback. For example, the audiotaped interviews were not transcribed word for
word, but instead listened to while taking notes. To ensure not missing important
feedback every audiotape or written comment was read or listened to by at least two
persons. Notes were made, compared and discussed to ensure that all opinions were
included in the big matrix, which was then used to interpret the results within the
research group and later in the project group as well to guide the next steps in the
development of the S-PCG. This was of course a time-consuming process but to be
able to create a care guide that is applicable in different complex settings a broad
variety of feedback was needed.

Interpretive authority

Another important point is to always reflect on the interpretation that has been made.
The interpretive description approach highlights that there is an infinitive number
of ways to interpret data and we can never blindly assume that our results are the
only “truth” out there’"'. Also, we should be aware of that the researchers’
background will influence the interpretation. To ensure that no important
interpretation of the data would be missed, we first made sense of the data
individually and then compared each other’s take on them, reflecting on and
discussing the interpretation in a group throughout the study process. Included in
the research group were people with different backgrounds and from different health
care professions. An experienced researcher guided the whole process from the
design of the study, through the data collection to the analysis and interpretation.
This provided important opportunities to reflect and discuss the results of the study.

Since the written feedback was anonymous it was not possible to identify the
individuals making the comments. We also did not, in the notes from the focus
groups, state who said what. The S-PCG is aimed to be used by the whole team
surrounding the patient and it should be usable for every person in the team,
regardless of whether the person asking for a change is an assistant nurse, a
physiotherapist or a physician. Our focus would always need to come back to
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questions such as: Is this beneficial for the patient? Will this revision help the health
care personnel to identify or attend to the patient’s individual needs? Some might
argue that using different data collection methods and gathering all the data into a
one big matrix for analyses may not be appropriate. However, the initial analysis of
the focus groups and interviews was made prior to the creation of the matrix, and
the feedback from the interdisciplinary advisory committee was likewise analysed
and gathered into a report before it was added to the matrix. All written feedback
was reduced to meaning sentences, grouped based on content, and categorized
before being added to the matrix.

Other credibility considerations

According to the interpretive description approach, there are more factors that
should be considered when examining the credibility of a study. Firstly, all research
in the applied health science should be morally defendable. This means that it should
be possible to see the need for the knowledge being produced and a potential benefit
for those it should serve'.

Disciplinary relevance is another factor that should considered when evaluating the
credibility of a study. In other words, we must ask, Can the knowledge be beneficial
to disciplinary science? Regarding Study 1V, there is a clear need for improved and
more equitable palliative care'*’ and it has been highlighted that there are barriers
to applying the recommended best care practices to everyday clinical practice'** '*°,
This provides arguments for the need to develop the S-PCG and for why this study
is relevant to the health care professionals as it has the potential to provide a
structure for integrating the core principles of palliative care into clinical practice.

This leads to the third and fourth factor that should also be reviewed in applied
science: pragmatic obligation and contextual awareness. The former means that
although it is always possible to learn more about the topic under investigation,
through the eyes of others or in other settings, the results should also be able to
generate usable general knowledge. Regarding contextual awareness, the feasibility
of the S-PCG was tested in a variety of settings, as it was aimed to be suitable for
all adult patients regardless of their age, background or place of care. The care units
that tested the S-PCG were purposefully selected to represent a variety of care
settings. Of course, it cannot say whether the S-PCG is appropriate for health care
settings in other countries, although it was judged to be congruent with the
international standards for the best care of the dying person. By carefully describing
the purpose, process and context of the study, the hope is to have enabled the reader
to evaluate the credibility of the study. More studies are needed to evaluate whether
use of the S-PCG results in better care for people with palliative care needs and their
families.
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Further research

During the course of this PhD project several considerations regarding further
research were raised.

Firstly, since the question that was used to measure family cohesion was a single-
item question, we do not know exactly what “family cohesion” means for the
participants. In the think-out-loud face validity interviews that were performed
during the questionnaire development, no participant made any comments regarding
the concept of family cohesion; to them the meaning seemed to be clear. However,
it would be interesting to deepen the knowledge for example through interviews
with teenagers and young adults, about what family cohesion means to them, how
and why the family cohesion changes after the death of a parent, what mechanisms
underlie it and what factors contributes towards supporting a good family cohesion
when facing the death of a parent. It would also be interesting to further investigate
whether the single-item question asking directly about family cohesion is valid as a
screening tool in clinical practice, and during bereavement support, to identify
families in need of support.

Secondly, it would be interesting to gain a deeper knowledge on what “an okay way
to grieve” means to teenagers and young adults and to probe deeper into what
elements comprise an okay way to grieve. Likewise, it would be of interest to further
research how family cohesion influences the grief experiences and grief reactions
of bereaved teenagers and young adults. Also, to further investigate other grief
experiences and reactions of bereaved teenagers and young adults that were not
captured in our study.

Thirdly, as mentioned before, we found some gender differences in the participants’
answers and it would be of interest to further study the comprehensive and complex
phenomena of family cohesion, bereavement and long-term health, while also
accounting for the gender roles of both the youth and their dying parent.

Finally, since the S-PCG is a new and novel care guide, further research to evaluate
the clinical impact and also the effect of the S-PCG in different care settings is
needed. This involves further evaluation of patient and family outcomes, including
children in the family, and the experiences of the health care personnel. Also, further
studies should be conducted on the implementation of the S-PCG.

78



Conclusion

Losing a parent to cancer as a teenager increases the risk of experiencing poor family
cohesion after the loss, compared with non-bereaved peers. Poor family cohesion in
the first year after the teenage loss of a parent increases the risk of long-term
psychological health-related problems and low wellbeing in young adulthood.
Furthermore, in this study the majority of participants reported that they had not,
during the acute bereavement phase, found a way to grieve that had felt okay to
them. Having an okay way to grieve was mediated by good family cohesion, male
gender and having had the opportunity to have a last conversation with the dying
parent. Not having had an okay way to grieve was in turn associated with long-term
unresolved grief, 6-9 years after the death of a parent.

These results should encourage an increased awareness of family cohesion among
families with teenage children who are facing the death of a parent. Helping families
to strengthen their cohesion and supporting bereaved teenagers in finding a way to
grieve that feels okay to them, may be a preventive health action worth considering,
possibly lowering the risk of long-term unresolved grief, psychological health-
related problems and low well-being among parentally bereaved teenagers. By
thoughtfully implementing the S-PCG, health care personnel can take the first steps
to integrate, into their clinical routines, a way of working that puts focus on children
in the family and their needs, when they are facing the death of a parent or another
family member.
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Svensk sammanfattning

Att forlora en forédlder 1 cancer som tonaring —
familjesammanhallning, sorgereaktioner och langsiktig
hélsa och vilbefinnande

I Sverige forlorar varje ar cirka 3500 barn (under 18 ér) en forédlder och runt 1800
av dem dr i tondren. Bland dem finns vissa som loper 6kad risk for negativa foljder
sadsom depression, dngest och sjdlvskadebeteende. For barnens hélsa och vilmaende
efter forlusten har familjens funktion och sammanhallning en betydelsefull roll.
Kunskapen &r dock begrénsad, speciellt ndr det giller ungdomarnas egen
uppfattning om familjesammanhéllning, hur den forédndras Over tid och dess
langsiktiga effekter pa deras hélsa och vélbefinnande. Det saknas ocksa kunskap nér
det géller barns och ungdomars sorgeupplevelser och reaktioner efter att ha forlorat
en fordlder. Béttre kunskap om varierande sorgereaktioner kan hjilpa kvarlevande
familjemedlemmarna att hantera sorgen.

Béde nationella och internationella riktlinjer framhéver att i god palliativ vérd ingér
stod till familjen. Enligt svensk lagstiftning ska all personal inom hélso- och
sjukvarden sérskilt beakta barns ritt till information, rad och st6d nér en fordlder ar
svért sjuk eller doende. Trots detta visar forskning att barn och ungdomar efterfragar
mer stod nér en forédlder avlider. Enligt Socialstyrelsen finns det en brist pa rutiner
och formellt stdd till barn och deras familjer som har forlorat en fordlder. Aktuell
forskning visar att det kan vara svart for hélso- och sjukvardspersonal att omsétta
rekommendationerna till klinisk praxis.

For att kunna stddja ungdomar som har mist en forélder behovs en tydligare bild av
deras erfarenheter fore och efter dodsfallet, samt mer kunskap om faktorer som kan
paverka deras hélsa och vilméende. Dessutom, for att kunna erbjuda en bra vérd for
den déende ménniskan, méste hilso- och sjukvérden anpassa kliniska rutiner och
integrera familjens, inklusive barnens, behov i den kliniska verksamheten.

Syftet med denna doktorsavhandling var att beskriva akuta och langvariga
sorgereaktioner och familjesammanhéllning hos unga vuxna som under tonéren mist
en forélder i cancer. Vidare att beskriva samband mellan familjesammanhéllning
och léngsiktig hélsa och vdlméende. Dessutom att redogéra for utvecklingen av en
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nationell vardplan for palliativ vard som ocksé innehéller en struktur och systematik
for att ge stdd till barn som nérstaende.

Doktorandprojektet bestar av tva delar och innehaller fyra studier. Forsta delen
(Studier I-I1I) utgér fran en nationell populationsbaserad studie, ddr 622 unga vuxna
(1 aldern 18-26) besvarade en enkdt sex till nio ar efter att ha forlorat en foralder i
cancer under tonaren (13—16 &r) samt 330 jamnaériga fran ett matchat slumpmassigt
urval av befolkningen. Sambanden analyserades med univariabel och multivariabel
logistisk och Poisson regression.

Andra delen (Studie IV) dr en explorativ intervention- och utvecklings studie,
baserad pa tolkande beskrivning (Interpretive Description) for tillampad vetenskap.
Den beskriver utvecklingen av den Nationella Vardplanen for Palliativ vard (NVP)
som under tre perioder pilottestades i olika vardmiljéer pa 40 vardenheter i Sverige.
Utvecklingen involverade hilso- och sjukvardspersonal, patienter, nérstdende och
en nationell tvérprofessionell referensgrupp. Data samlades in under
utvecklingsprocessen med kvalitativa metoder och analyserades med tematisk
analys.

Resultaten fran Studier I-1II visade att ungdomar som forlorat en forélder i cancer
under tonéren, hade dkad risk for 1&g familjesammanhallning under tonéren jamfort
med kontrollgruppen, och att uppfattningen om ladg familjesammanhallning
kvarstod in i ung vuxenalder, men enbart bland de som hade forlorat en mamma.
Bland de som hade rapporterat lag familjesammanhallning det forsta aret efter
dodsfallet av en fordlder fanns 6kad risk for symptom relaterade till psykisk ohélsa
och lagt vilmaende, 69 ér efter forlusten, jimfort med de som hade rapporterat en
hog familjesammanhallning under samma period. Resultaten visade dven att mer 4n
hélften av de forlustdrabbade ungdomarna inte tyckte sig ha hittat ett sétt att sorja
som “’kdndes okej” for dem, under de forsta 6 manaderna efter fordlderns dodsfall.
Detta visade sig ocksa vara forknippat med ldngvarig obearbetad sorg.

Genom att identifiera individuella vardbehov kan den Nationella Vérdplanen for
Palliativ vard underlitta for det tvarprofessionella teamet att gora bedomningar och
fd en Overblick Over individuella palliativa vardbehov hos patienter och deras
familjer under hela den palliativa vardprocessen (Studie IV).

Sammanfattningsvis genererar avhandlingen kunskap som kan anvéndas for att
bittre forsta och tillgodose de behov som finns hos barn och unga som har forlorat
en fordlder i cancer. Samt att beskriva stdd som kan anvéndas for att pé ett
strukturerat sitt integrera personcentrerad vard som en del av kliniska rutiner for
patienter med palliativa vardbehov och deras familjer, inklusive barn som
nérstéende.

&3



References

10.

11.

12.
13.
14.

&4

. Thorne S. Interpretive Description: Qualitative Research for Applied Practice, Second

edition. New York: Routledge; 2016.

Bylund Grenklo T. Teenagers losing a parent to cancer: Experiences, modifiable risk-
factors and long-term outcome [PhD]. Stockholm: Karolinska Institutet; 2013.

Astrid Lindgren in: Astrid Anna Emilia [Documentary]. Directed by: Margareta
Stromstedt. Sweden: Sveriges Television; 1987.

Breen LJ, O'Connor M. Family and social networks after bereavement: Experiences of
support, change and isolation. Journal of Family Therapy. 2011;33(1):98-120.

Edwards B, Clarke V. The psychological impact of a cancer diagnosis on families: the
influence of family functioning and patients' illness characteristics on depression and
anxiety. Psycho-oncology. 2004;13(8):562-76.

Huizinga GA, Visser A, van der Graaf WTA, Hoekstra HJ, Klip EC, Pras E, et al.
Stress response symptoms in adolescent and young adult children of parents
diagnosed with cancer. European Journal of Cancer. 2005;41(2):288-95.

Marshall S, Fearnley R, Bristowe K, Harding R. The perspectives of children and
young people affected by parental life-limiting illness: An integrative review and
thematic synthesis. Palliative medicine. 2021;35(2):246-60.

Haine RA, Ayers TS, Sandler IN, Wolchik SA. Evidence-based practices for parentally
bereaved children and their families. Professional psychology, research and practice.
2008;39(2):113-21.

Saldinger A, Porterfield K, Cain AC. Meeting the needs of parentally bereaved
children: a framework for child-centered parenting. Psychiatry. 2004;67(4):331-52.
Holm M, Weber Falk M, Lovgren M, Kreicbergs U, Alvariza A, Sveen J. Sources of
social support and its importance for cancer-bereaved spouses and their minor

children: A cross-sectional study. Death studies. 2020:1-7.

Alvariza A, Lovgren M, Bylund-Grenklo T, Hakola P, Furst CJ, Kreicbergs U. How
to support teenagers who are losing a parent to cancer: Bereaved young adults' advice
to healthcare professionals — A nationwide survey. Palliative & Supportive care.
2016:1-7.

Halso- och sjukvardslag (2017:30) 5 kap.7§. Socialdepartementet: Sveriges Riskdag.

Patientsdkerhetslag (2010:659) 6 kap. 5§. Socialdepartementet: Sveriges Riskdag.

Hoffmann R, Kaiser J, Kersting A. Psychosocial outcomes in cancer-bereaved
children and adolescents: A systematic review. 2018; 27(10): 2327-38.



15.

16.

17.

18.

19.

20.

21.

22.

23.

24.

25.

26.

27.

28.

World Health Organization. Definition of palliative care [Internet]. Geneva: World
Health Organization; 2014. [cited 2020 Aug 5]. Available from:
http://www.who.int/cancer/palliative/definition/en/

Radbruch L, De Lima L, Knaul F, Wenk R, Ali Z, Bhatnaghar S, et al. Redefining
palliative care: A new consensus-based definition. Journal of pain and symptom
management. 2020;60(4):754-64.

Socialstyrelsen [National Board of Health and Welfare]. About the Swedish
healthcare system [Internet]; 2020. [cited 2022 May 12]. Available from:
https://www.socialstyrelsen.se/en/about-us/healthcare-for-visitors-to-sweden/about-
the-swedish-healthcare-system/.

Davies E, Higgingson 1J. Palliative Care the Solid Facts. Copenhagen: World Health
Organization, Regional Office for Europe.; 2004.

Hall S, Petkova, H., Tsouros, A. D., Costantini, M. & Higginson, I. J, editors.
Palliative Care for Older People: Better Practices. Copenhagen: WHO Regional
Office for Europe.; 2011.

Socialstyrelsen [National Board of Health and Welfare]. Palliativ véard i livets
slutskede: Indikatorer och underlag for beddmningar [Nationella riktlinjer,
Utvirdering]. Socialstyrelsen; 2016.

Bylund Grenklo T, Kreicbergs U, Valdimarsdottir UA, Nyberg T, Steineck G, Furst
ClJ. Self-injury in youths who lost a parent to cancer: Nationwide study of the impact
of family-related and health-care-related factors. Psycho-oncology. 2014;23(9):989-
97.

Bylund Grenklo T, Kreicbergs U, Hauksdottir A, Valdimarsdottir UA, Nyberg T,
Steineck G, et al. Self-injury in teenagers who lost a parent to cancer: a nationwide,
population-based, long-term follow-up. JAMA pediatrics. 2013;167(2):133-40.

Bylund-Grenklo T, Kreicbergs U, Uggla C, Valdimarsdottir UA, Nyberg T, Steineck
G, et al. Teenagers want to be told when a parent's death is near: A nationwide study
of cancer-bereaved youths' opinions and experiences. Acta Oncologica.
2015;54(6):944-50.

Bylund Grenklo T, Kreicbergs UC, Valdimarsdottir UA, Nyberg T, Steineck G, Fiirst
CJ. Communication and trust in the care provided to a dying parent: A nationwide
study of cancer-bereaved youths. Journal Of Clinical Oncology: Official Journal Of
The American Society Of Clinical Oncology. 2013;31(23):2886-94.

Hjern AA, Manhica HA. Barn som anhdriga till patienter i varden - hur manga &r de?
Stockholm: Nationellt kompetenscentrum anhoriga, Stockholms Universitet and
Linnéuniversitetet; 2013.

SCB [Statistics Sweden]. Barn och deras familjer 2006. Stockholm: Statistics
Sweden; 2007.

Forsakringskassan [The Swedish Social Insurance Agency]. Sarlevande foréldrar och
deras barns boende och underhall: Social Insurance Report [Internet]. Stockholm:
Forsédkringskassan; 2011. [cited 2015 May 16]. Available from:
www.forsakringskassan.se

Socialstyrelsen [National Board of Health and Welfare]. Dodsorsaker 2012. [Causes
of Death 2012]. Stockholm: Socialstyrelsen; 2012.

&5



29.

30.

31.

32.

33.

34.

35.

36.

37.

38.

39.

40.

41.

42.

43.

86

Socialstyrelsen [National Board of Health and Welfare]. Barn som anhdriga:
Konsekvenser och behov nér fordldrar har allvarliga svérigheter, eller avlider. 2013:
1-73.

Lag om éndring i socialtjénstlagen (2001:453) 1 kap. 2§. (SFS 2012:766).
Socialdepartementet: Sveriges Riksdag.

United Nations Children’s Fund. Progress for children: A report card on adolescents.
New York: UNICEF Division of Communication; 2012.

Walsh K. Grief and loss: Theories and skills for the helping professions, 3rd Ed.
Illinois, USA: Waveland Press, Inc.; 2021.

World Health Organization. Maternal, newborn, child and adolescent health: Progress
report 2010-2011: highlights. Geneva: World Health Organization; 2012.

Coccia PF, Pappo AS, Beaupin L, Borges VF, Borinstein SC, Chugh R, et al.
Adolescent and young adult oncology, Version 2. Clinical Practice Guidelines in
Oncology. Journal of the National Comprehensive Cancer Network. 2018;16(1):66-
97.

Young Adult Health and Well-Being: A position statement of the Society for
Adolescent Health and Medicine. Journal of Adolescent Health. 2017;60(6):758-59.

Patterson P, Rangganadhan A. Losing a parent to cancer: A preliminary investigation
into the needs of adolescents and young adults. Palliative & supportive care.
2010;8(3):255-65.

Luecken LJ, Roubinov DS. Pathways to lifespan health following childhood parental
death. Social & Personality Psychology Compass. 2012;6(3):243-57.

Kaplow JB, Saunders J, Angold A, Costello EJ. Psychiatric symptoms in bereaved
versus nonbereaved youth and young adults: A longitudinal epidemiological study.
Journal of the American Academy of Child & Adolescent Psychiatry.
2010;49(11):1145-54.

Appel CW, Frederiksen K, Hjalgrim H, Dyregrov A, Dalton SO, Dencker A, et al.
Depressive symptoms and mental health-related quality of life in adolescence and
young adulthood after early parental death. Scand J Public Health. 2019;47(7):782-
92.

Berg L, Rostila M, Hjern A. Parental death during childhood and depression in young
adults: A national cohort study. Journal of child psychology and psychiatry, and
allied disciplines. 2016;57(9):1092-8.

Buckley T, Mihailidou AS, Spinaze M, Tofler G, Bartrop R, Ward C, et al.
Prospective study of early bereavement on psychological and behavioural cardiac
risk factors. Internal Medicine Journal. 2009;39(6):370-78.

Cerel J, Fristad MA, Verducci J, Weller RA, Weller EB. Childhood bereavement:
Psychopathology in the 2 years post parental death. Journal of the American
Academy of Child & Adolescent Psychiatry. 2006;45(6):681-90.

Simbi CMC, Zhang Y, Wang Z. Early parental loss in childhood and depression in

adults: A systematic review and meta-analysis of case-controlled studies. Journal of
affective disorders. 2020;260:272-80.



44,

45.

46.

47.

48.

49.

50.

51.

52.

53.

54.

55.

56.

57.

58.

Brent DA, Melhem NM, Masten AS, Porta G, Payne MW. Longitudinal effects of
parental bereavement on adolescent developmental competence. Journal of clinical
child and adolescent psychology. 2012;41(6):778-91.

Jakobsen IS, Christiansen E. Young people's risk of suicide attempts in relation to
parental death: A population-based register study. Journal of Child Psychology &
Psychiatry. 2011;52(2):176-83.

Niederkrotenthaler T, Floderus B, Alexanderson K, Rasmussen F, Mittendorfer-Rutz
E. Exposure to parental mortality and markers of morbidity, and the risks of
attempted and completed suicide in offspring: An analysis of sensitive life periods.
Journal of Epidemiology & Community Health. 2012;66(3):233-39.

Rostila M, Berg L, Arat A, Vinnerljung B, Hjern A. Parental death in childhood and
self-inflicted injuries in young adults: A national cohort study from Sweden.
European Child & Adolescent Psychiatry. 2016;25(10):1103-11.

Kaplow JB, Howell KH, Layne CM. Do circumstances of the death matter?
Identifying socioenvironmental risks for grief-related psychopathology in bereaved
youth. Journal of Traumatic Stress. 2014;27(1):42-49.

Dowdney L. Children bereaved by parent or sibling death. Psychiatry. 2008;7(6):270-
75.

Berg L, Rostila M, Saarela J, Hjern A. Parental death during childhood and
subsequent school performance. Pediatrics. 2014;133(4):682-89.

Haine RA, Wolchik SA, Sandler IN, Millsap RE, Ayers TS. Positive parenting as a
protective resource for parentally bereaved children. Death studies. 2006;30(1):1-28.

Lin KK, Sandler IN, Ayers TS, Wolchik SA, Luecken LJ. Resilience in parentally
bereaved children and adolescents seeking preventive services. Journal of Clinical
Child and Adolescent Psychology. 2004;33(4):673-83.

Brewer JD, Sparkes AC. Young people living with parental bereavement: Insights
from an ethnographic study of a UK childhood bereavement service. Soc Sci Med.
2011;72(2):283-90.

Balk D. Adolescent development and bereavement: An introduction. Prevention
Researcher 2011;18(3):3-9.

Hanna JR, McCaughan E, Semple CJ. Challenges and support needs of parents and
children when a parent is at end of life: A systematic review. Palliative medicine.
2019;33(8):1017-44.

McPherson KE, Kerr S, McGee E, Morgan A, Cheater FM, McLean J, et al. The
association between social capital and mental health and behavioural problems in
children and adolescents: An integrative systematic review. BMC Psychology.
2014;2(1):7.

Field C, Duchoslav, R. (2009). Family influence on adolescent treatment outcomes.
In: O’Donohue WT, Tolle LW, editors. Behavioral approaches to chronic disease in
adolescence. New York: Springer; 2009. p. 47-54.

Kerr ME, Bowen M. Family Evaluation: An approach based on Bowen theory. New
York: W W Norton & co; 1988.

87



59.

60.

61.

62.

63.

64.

65.

66.

67.

68.

69.
70.

71.

72.

73.

74.

75.

76.

88

Pfeiffer S, In-Albon T. Family Systems —1.10. In: Asmundson GJG, editor.
Comprehensive clinical psychology. 2nd ed. Oxford: Elsevier; 2022:185-201.

Olson D. FACES IV and the Circumplex Model: Validation study. Journal of Marital
and Family Therapy. 2011;37(1):64-80.

Olson DH. Circumplex Model of marital and family systems. Journal of Family
Therapy. 2000;22(2):144-67.

Hamilton E, Carr A. Systematic review of self-report family assessment measures.
Family process. 2016;55(1):16-30.

Stroebe M, Schut H, Stroebe W. Health outcomes of bereavement. The Lancet.
2007;370(9603):1960-73.

Bui E, editor. Clinical handbook of bereavement and grief reactions. Cham: Springer
International Publishing; 2017.

Boelen PA, van den Bout J, van den Hout MA. The role of negative interpretations of
grief reactions in emotional problems after bereavement. Journal of Behavior
Therapy and Experimental Psychiatry. 2003;34(3):225-38.

Zisook S, Iglewicz A, Avanzino J, Maglione J, Glorioso D, Zetumer S, et al.
Bereavement: course, consequences, and care. Current psychiatry reports.
2014;16(10):482.

Bylund-Grenklo T, Furst CJ, Nyberg T, Steineck G, Kreicbergs U. Unresolved grief
and its consequences. A nationwide follow-up of teenage loss of a parent to cancer 6-

9 years earlier. Supportive care in cancer: Official journal of the Multinational
Association of Supportive Care in Cancer. 2016;24(7):3095-103.

Worden JW. Grief counseling and grief therapy: A handbook for the mental health
practitioner. Sth ed. New York: Springer Publishing; 2018.

Bowlby J. Loss, Sadness and Depression. New York: Basic books; 1980: 472.

Freud S. Mourning and melancholia. In: Strachey J, editor. The standard edition of
the complete psychological works of Sigmund Freud. New York: Basic Books; 1917.

Stroebe M, Schut H, Boerner K. Cautioning health-care professionals: Bereaved
persons are misguided through the stages of grief. OMEGA - Journal of Death and
Dying. 2017;74(4):455-73.

Holland JM, Neimeyer RA. An examination of stage theory of grief among
individuals bereaved by natural and violent causes: A meaning-oriented contribution.
Omega. 2010;61(2):103-20.

Stroebe M, Schut H. The Dual Process Model of Coping with Bereavement: A decade
on. Omega: Journal of Death & Dying. 2010;61(4):273-89.

Stroebe M, Schut H. The Dual Process Model of Coping with Bereavement: Rationale
and description. Death studies. 1999;23(3):197-224.

Sood AB, Razdan A, Weller EB, Weller RA. Children’s reactions to parental and
sibling death. Current Psychiatry Reports. 2006;8(2):115-20.

Bonanno GA, Kaltman S. The varieties of grief experience. Clinical Psychology
Review. 2001;21(5):705-34.



71.

78.

79.

80.

81.

82.

&3.

84.

85.

86.

87.

88.

9.

90.

91.

Kersting A, Brahler E, Glaesmer H, Wagner B. Prevalence of complicated grief in a
representative population-based sample. Journal of affective disorders. 2011;131(1-
3):339-43.

Zordan RD, Bell ML, Price M, Remedios C, Lobb E, Hall C, et al. Long-Term
prevalence and predictors of prolonged grief disorder amongst bereaved cancer
caregivers: A cohort study. Palliative and Supportive Care. 2019;17(5):507-14.

Lundorff M, Holmgren H, Zachariae R, Farver-Vestergaard I, O’Connor M.
Prevalence of prolonged grief disorder in adult bereavement: A systematic review
and meta-analysis. Journal of affective disorders. 2017;212:138-49.

Herberman Mash HB, Fullerton CS, Ursano RJ. Complicated grief and bereavement
in young adults following close friend and sibling loss. Depression & Anxiety (1091-
4269). 2013;30(12):1202-10.

Prigerson HGH, Mardi, J; Jacobs SC, Colin MP, Mihaela A, Karl G et al. Prolonged
grief disorder: Psychometric validation of criteria proposed for DSM-V and ICD-11.
PLoS Medicine. 2009;6(8):¢1000121-¢21.

Boelen PA, Lenferink LIM. Prolonged grief disorder in DSM-5-TR: Early predictors
and longitudinal measurement invariance. Australian & New Zealand Journal of
Psychiatry. 2022;56(6):667-74.

Shear MK, Simon N, Wall M, Zisook S, Neimeyer R, Duan N, et al. Complicated
grief and related bereavement issues for DSM-5. Depress Anxiety. 2011;28(2):103-
17.

De Stefano R, Muscatello MRA, Bruno A, Cedro C, Mento C, Zoccali RA, et al.
Complicated grief: A systematic review of the last 20 years. International Journal of
Social Psychiatry. 2021;67(5):492-99.

Boelen PA, Lenferink LIM. Comparison of six proposed diagnostic criteria sets for
disturbed grief. Psychiatry Research. 2020;285:112786.

Melhem NM, Porta G, Shamseddeen W, Payne MW, Brent DA. Grief in children and
adolescents bereaved by sudden parental death. Archives of General Psychiatry.
2011;68(9):911-19.

Phillips F. Adolescents living with a parent with advanced cancer: A review of the
literature. Psycho-oncology. 2014;23(12):1323-39.

Thastum M, Watson M, Kienbacher C, Piha J, Steck B, Zachariae R, et al. Prevalence
and predictors of emotional and behavioural functioning of children where a parent
has cancer: a multinational study. Cancer. 2009;115(17):4030-9.

Krattenmacher T, Kiihne F, Ernst J, Bergelt C, Romer G, Moller B. Parental cancer:
Factors associated with children's psychosocial adjustment: A systematic review.
Journal of psychosomatic research. 2012;72(5):344-56.

Niemeld M, Paananen R, Hakko H, Merikukka M, Gissler M, Rdsédnen S. The
prevalence of children affected by parental cancer and their use of specialized
psychiatric services: the 1987 Finnish Birth Cohort study. International journal of
cancer. 2012;131(9):2117-25.

Faulkner RA, Davey M. Children and Adolescents of Cancer Patients: The Impact of
Cancer on the Family. American Journal of Family Therapy. 2002;30(1):63-72.

&9



92.

93.

94.

95.

96.

97.

98.

99.

100.

101.

102.

103.

104.

105.

106.

90

Romer G, Resch F, Fuhrer D, Klitzing Kv, Herzog W, Flechtner H-H, et al. Children
of cancer patients: Prevalence and predictors of emotional and behavioral problems.
2014:2361.

Ellis SJ, Wakefield CE, Antill G, Burns M, Patterson P. Supporting children facing a
parent's cancer diagnosis: A systematic review of children's psychosocial needs and
existing interventions. European journal of cancer care. 2017;26(1).

Patterson P, Medlow S, McDonald FE. Recent developments in supporting adolescent
and young adult siblings of cancer patients. Current opinion in oncology.
2015;27(4):311-5.

Folkman S, Lazarus RS, Gruen RJ, DeLongis A. Appraisal, coping, health status, and
psychological symptoms. Journal of Personality and Social Psychology.
1986;50(3):571-79.

Arain M, Haque M, Johal L, Mathur P, Nel W, Rais A, et al. Maturation of the
adolescent brain. Neuropsychiatr Dis Treat. 2013;9:449-61.

Christ GH. Impact of development on children's mourning. Cancer practice.
2000;8(2):72-81.

Christ GH, Siegel K, Christ AE. Adolescent grief: "it never really hit me . . . until it
actually happened". JAMA. 2002;288(10):1269-78.

Dalton L, Rapa E, Ziebland S, Rochat T, Kelly B, Hanington L, et al. Communication
with children and adolescents about the diagnosis of a life-threatening condition in
their parent. Lancet (London, England). 2019;393(10176):1164-76.

Dyregrov A, Dyregrov K. Complicated grief in children: The perspectives of
experienced professionals. Omega (United States). 2013;67(3):291-303.

Farella Guzzo M, Gobbi G. Parental death during adolescence: A review of the
literature. OMEGA - Journal of Death and Dying. 2021:00302228211033661.

Alvariza A, Holm M, Bylund-Grenklo T, Goliath I, Kreicbergs U. Viktigt att stérka
nérstaendes mojligheter att forbereda sig. Lékartidningen. 2016(47):21009.

Aoun SM, Breen LJ, White I, Rumbold B, Kellehear A. What sources of
bereavement support are perceived helpful by bereaved people and why? Empirical
evidence for the compassionate communities approach. Palliative medicine.
2018;32(8):1378-88.

Apelian E, Nesteruk O. Reflections of young adults on the loss of a parent in
adolescence. International Journal of Child, Youth and Family Studies.
2017;8(3/4):79-100.

Morris K. Bereavement in children and young people. In: Wimpenny P, Costello J,
editors. Grief, loss and bereavement: Evidence and practice for health and social care
practitioners. London and New York Routledge Taylor & Francis Group; 2012: 19-
35.

Hardman RJ. The death of a mother in adolescence: A qualitative study of the
perceived impact on a woman’s adult life and the parent she becomes. University of
Chester; 2020.



107. Lovgren M, Sveen J, Steineck G, Wallin AE, Eilertsen M-EB, Kreicbergs U.
Spirituality and religious coping are related to cancer-bereaved siblings' long-term
grief. Palliative & Supportive care. 2019;17(2):138-42.

108. Wallin AE, Udo C, Kreicbergs U, Lovgren M. Cancer-bereaved siblings' advice to
peers: A nationwide follow-up survey. Death studies. 2020;44(9):561-68.

109. Bugge KE, Darbyshire P, Rokholt EG, Haugstvedt KTS, Helseth S. Young
Children's grief: Parents' understanding and coping. Death studies. 2014;38(1):36-43.

110. Bugge KE, Helseth S, Darbyshire P. Parents' experiences of a family support
program when a parent has incurable cancer. Journal of Clinical Nursing (Wiley-
Blackwell). 2009;18(24):3480-88.

111. Bugge KE, Helseth S, Darbyshire P. Children's experiences of participation in a
family support program when their parent has incurable cancer. Cancer nursing.
2008;31(6):426-34.

112. Sheehan DK, Draucker CB. Interaction patterns between parents with advanced
cancer and their adolescent children. Psycho-oncology. 2011;20(10):1108-15.

113. Dehlin L, Reg LM. Adolescents' experiences of a parent's serious illness and death.
Palliative and Supportive Care. 2009;7(1):13-25.

114. Kennedy VL, Lloyd-Williams M. Information and communication when a parent
has advanced cancer. Journal of affective disorders. 2009;114(1):149-55.

115. Phillips F, Lewis FM. The adolescent’s experience when a parent has advanced
cancer: A qualitative inquiry. Palliative medicine. 2015;29(9):851-58.

116. Melcher U, Sandell R, Henriksson A. Maintaining everyday life in a family with a
dying parent: Teenagers' experiences of adapting to responsibility. Palliative and
Supportive Care. 2015;13(6):1595-601.

117. Fearnley R, Boland JW. Communication and support from health-care professionals
to families, with dependent children, following the diagnosis of parental life-limiting
illness: A systematic review. Palliative medicine. 2016;31(3):212-22.

118. Golsiter M, Enskér K, Knutsson S. Parents’ perceptions of how nurses care for
children as relatives of an ill patient: Experiences from an oncological outpatient
department. European Journal of Oncology Nursing. 2019;39:35-40.

119. Fearnley R, Boland JW. Parental life-limiting illness: What do we tell the children?
Healthcare. 2019;7(1).

120. MacPherson C. Telling children their ill parent is dying: A study of the factors
influencing the well parent. Mortality. 2005;10(2):113-26.

121. Benkel I, Wijk H, Molander U. Family and friends provide most social support for
the bereaved. Palliative medicine. 2009;23(2):141-49.

122. Aoun SM, Rumbold B, Howting D, Bolleter A, Breen LJ. Bereavement support for
family caregivers: The gap between guidelines and practice in palliative care. PLoS
ONE. 2017;12(10):1-15.

123. Griese B, Burns MR, Farro SA, Silvern L, Talmi A. Comprehensive grief care for
children and families: Policy and practice implications. The American journal of
orthopsychiatry. 2017;87(5):540-48.

91



124.

125.

126.

127.

128.

129.

130.

131.

132.

133.

134.

135.

136.

137.

92

Maas EAT, Murray SA, Engels Y, Campbell C. What tools are available to identify
patients with palliative care needs in primary care: A systematic literature review and
survey of European practice. BMJ Supportive & Palliative Care. 2013;3(4):444-52.

Ferrell BR, Twaddle ML, Melnick A, Meier DE. National consensus project:
Clinical practice guidelines for quality palliative care guidelines, 4th Edition. Journal
of palliative medicine. 2018;21(12):1684-89.

Socialstyrelsen [National Board of Health and Welfare]. Nationellt kunskapsstod for
god palliativ vard i livets slutskede: Végledning, rekommendationer och indikatorer,
Stod for styrning och ledning; 2013. Available from:
https://www.socialstyrelsen.se/globalassets/sharepoint-
dokument/artikelkatalog/kunskapsstod/2013-6-4.pdf

Regionala cancercentrum i samverkan. Nationellt vardprogram for palliativ vard
[Internet]; 2017. [cited 2022 May 25] Available from:
https://cancercentrum.se/samverkan/vara-uppdrag/palliativ-vard/.

Grimshaw JM, Eccles MP, Lavis JN, Hill SJ, Squires JE. Knowledge translation of
research findings. Implementation science. 2012;7(50): doi: 10.1186/1748-5908-7-
50.

Lind S, Wallin L, Brytting T, Fiirst CJ, Sandberg J. Implementation of national
palliative care guidelines in Swedish acute care hospitals: A qualitative content
analysis of stakeholders’ perceptions. Health Policy. 2017;121(11):1194-201.

Axelsson B. The Challenge: Equal availability to palliative care according to
individual need regardless of age, diagnosis, geographical location, and care level.
International journal of environmental research and public health. 2022;19(7).

Kristjanson LJ, Aoun S. Palliative Care for Families: Remembering the hidden
patients. Canadian Journal of Psychiatry. 2004;49(6):359-65.

Schneider N, Walter U. Where do prevention and palliative care meet? A systematic
literature study on the interfaces of two different health care sectors. The American
journal of hospice & palliative care. 2007;24(2):114-8.

Cohen J, Deliens L. A public health perspective on end of life care: Oxford
University Press; 2012.

Genevro JL, Marshall T, Miller T, Center for the Advancement of Health. Report on
bereavement and grief research. Death studies; 2004: doi:
10.1080/07481180490461188.

World Health Organization. Guidelines for the management of conditions specially
related to stress [Report]. Geneva: World Health Organization, Department of Mental
Health and Substance Abuse W; 2013 2013.

Socialstyrelsen [National Board of Health and Welfare]. Nationella riktlinjer -
Utvérdering. Palliativ vard i livets slutskede. Sammanfattning med
forbattringsomrade; 2016. Available from:
https://www.socialstyrelsen.se/globalassets/sharepoint-
dokument/artikelkatalog/nationella-riktlinjer/2016-12-3.pdf

Lunder U, Sauter S, Fiirst C-J. Evidence-based palliative care: Beliefs and evidence
for changing practice. Palliative medicine. 2004;18(4):265-66.



138.

139.

140.

141.

142.

143.

144.

145.

146.

147.

148.

149.

150.

151.

Seymour J, Clark D. The Liverpool Care Pathway for the Dying Patient: A critical
analysis of its rise, demise and legacy in England. Wellcome Open Res. 2018;3:15-
15.

Socialstyrelsen [National Board of Health and Welfare]. Nar fordlder ovéntat
avlider: Resultat och slutsatser fran tre kartliggningar om ansvar samt strukturer for
information och stdd; 2013. Available from:
https://www.socialstyrelsen.se/globalassets/sharepoint-
dokument/artikelkatalog/ovrigt/2013-11-31.pdf

Regionalt cancercentrum vist, Malmstrom C. Utveckling av psykosocialt stod
cancerrehabilitering [Internet]; 2013. [cited 2022 April 22]. Available from:
https://cancercentrum.se/globalassets/om-rcc/vast/rapporter/rapport-psykosocialt-
stod-och-cancerrehabilitering. pdf

World Health Organization. Quality health services and palliative care: Practical
approaches and resources to support policy, strategy and practice. Geneva: World
Health Organization; 2021.

Steineck G, Hunt H, Adolfsson J. A hierarchical step-model for causation of bias-
evaluating cancer treatment with epidemiological methods. Acta Oncologica.
2006;45(4):421-29.

Bergmark K, Avall-Lundqvist E, Dickman PW, Henningsohn L, Steineck G.
Vaginal changes and sexuality in women with a history of cervical cancer. The New
England Journal Of Medicine. 1999;340(18):1383-89.

Kreicbergs U, Valdimarsdottir U, Onelév E, Henter J, Steineck G. Talking about

death with children who have severe malignant disease. New England Journal of
Medicine. 2004;351(12):1175-86.

Valdimarsdéttir U, Helgason A, Fiirst C, Adolfsson J, Steineck G. Long-term effects
of widowhood after terminal cancer: a Swedish nationwide follow-up. Scandinavian
Journal of Public Health. 2003;31(1):31-36.

Aschengrau A, Seage G. Essentials of epidemiology in public health. 3rd ed.
Burlington, MA: Jones & Bartlett Learning; 2008.

Hoddinott P. A new era for intervention development studies. Pilot and Feasibility
Studies. 2015;1(1):36.

Hallingberg B, Turley R, Segrott J, Wight D, Craig P, Moore L, et al. Exploratory
studies to decide whether and how to proceed with full-scale evaluations of public
health interventions: A systematic review of guidance. Pilot and Feasibility Studies.
2018;4(1):104.

Sandra ME, Gillian AL, Michael JC, Lehana T, Sally H, Claire LC, et al. Defining
feasibility and pilot studies in preparation for randomised controlled trials:
Development of a conceptual framework. PLoS ONE. 2016;11(3):e0150205-e05.
Lancaster GA, Thabane L. Guidelines for reporting non-randomised pilot and
feasibility studies. Pilot and Feasibility Studies. 2019;5(1):114.

Thorne S. Applied interpretive approaches. In: The Oxford handbook of qualitative
research [Internet]. Oxford University Press; 2014. [cited 2018 Apr 25]. Available
from: https://web.eventogyn.com.br/event/wpmas/site/embed/2014%20-
%20Applied Interpretive Approaches.pdf

93



152.

153.

154.

155.

156.

157.

158.

159.

160.

161.

162.

163.

164.

165.

166.

94

O'Cathain A, Croot L, Sworn K, Duncan E, Rousseau N, Hoddinott P, et al.
Guidance on how to develop complex interventions to improve health and healthcare.
BMJ Open. 2019;9(8).

Moore GF, Audrey S, Barker M, Bond L, Bonell C, Hardeman W, et al. Process
evaluation of complex interventions: Medical Research Council guidance. BMJ
(Clinical research ed). 2015;350:h1258-h58.

Regionala cancercentrum i samverkan. Nationellt vardprogram for palliativ vard
2012-2014 [National care programme for palliative care 2012-2014]; 2012. Available
from: https://www.nrpv.se/wp-content/uploads/2012/10/Nationellt-Vardprogram-for-
Palliativ-Vard-2012.pdf

Lind S, Adolfsson J, Axelsson B, Fiirst CJ. Quality indicators for palliative and end
of life care: a review of Swedish policy documents. BMJ Supportive & Palliative
Care. 2013;3(2):174-80.

Lundstrom S, Axelsson B, Heedman P-A, Fransson G, Fiirst CJ, Lundstrom S, et al.
Developing a national quality register in end-of-life care: The Swedish experience.
Palliative medicine. 2012;26(4):313-21.

Ellershaw J, Wilkinson, S. Care of the dying: A pathway to excellence. 2nd ed.
Oxford University Press; 2011.

International Collaborative for Best Care for the Dying Person. International
Collaborative Overview, Version 2-0. [Internet]; 2019. [cited 2020 Oct 25].
Available from: https://bestcareforthedying.org

International Collaborative for Best Care for the Dying Person. Best care for the
dying: 10/40 model [Internet]; 2020. [cited 2021 Nov 22]. Available from:
https://www.bestcareforthedying.org/10-40-model.

Langley GJ, Moen, R. D., Nolan, K. M., Nolan, T. W., Norman, C. L., & Provost, L.
P. The Improvement guide: A practical approach to enhancing organizational
performance. 2nd ed. San Francisco, California, USA: Jossey-Bass Publishers; 2009.

Ellershaw JE, Lakhani M. Best care for the dying patient. BMJ. 2013;347:f442: doi:
10.1136/bm;j.f4428

International Collaborative for Best Care for the Dying Person. International
Collaborative 10/40 Model. Version 2-0. Liverpool, UK; 2019.

Birgisdottir D, Duarte A, Dahlman A, Sallerfors B, Rasmussen BH, Fiirst CJ. A
novel care guide for personalised palliative care: A national initiative for improved
quality of care. BMC Palliative Care. 2021;20(1):176.

Stewart DW, Shamdasani PN. Focus Groups: Theory and Practice. 3rd ed. Los
Angeles, London, New Dehli, Singapore, Whashington DC: Sage; 2015.

Bryman A. Social Research Methods. 4th ed. New York, USA: Oxford University
press; 2012.

Krueger RA, Casey MA. Focus groups A practical guide for applied research. 5th
ed. USA: Sage Publishing inc.; 2014.



167.

168.

169.

170.

171.

172.

173.

174.

175.

176.

177.

178.

179.

180.

181.

Regionala cancercentrum i samverkan. Palliativ vard: Nationellt vardprogram
[Palliative care: National care programme]. Version: 3.1. [Internet]; 2021. [cited
2022 Mar 30]. Available from:
https://kunskapsbanken.cancercentrum.se/diagnoser/palliativ-vard/vardprogram/.

Bergman A-S, Hanson E. Barn som dr anhoriga nér en fordlder avlider: En
kunskapsoversikt om effekt av metoder for stod till barn [Report]. Kalmar: Nationellt
kompetenscentrum anhdriga; 2014.

Kohler M, Eliasson C. Region Skane - Handlingsprogram for Barn som anhdériga.
2014.

Braun V, Clarke V. One size fits all? What counts as quality practice in (reflexive)
thematic analysis? Qualitative Research in Psychology. 2021;18(3):328-52.

Braun V, Clarke V, Hayfield N, Terry G. Thematic Analysis. In: Liamputtong P,
editor. Handbook of Research Methods in Health Social Sciences. Singapore:
Springer Singapore; 2019. p. 843-60.

Braun V, Clarke V. Using thematic analysis in psychology. Qualitative Research in
Psychology. 2006;3(2):77-101.

Vetenskapsradet. God forskningssed [Internet];2017. [cited 2021 Sep 22]. Available
from: https://www.vr.se/analys/rapporter/vara-rapporter/2017-08-29-god-
forskningssed.html

Omerov P, Steineck G, Dyregrov K, Runeson B, Nyberg U. The ethics of doing
nothing. Suicide-bereavement and research: Ethical and methodological
considerations. Psychological medicine. 2014;44(16):3409-20.

Olsson M, Steineck G, Enskér K, Wilderdng U, Jarfelt M. Adolescent and young
adult cancer survivors' perceptions of participating in a survey - Ethical and
methodological considerations. European journal of oncology nursing: the official
journal of European Oncology Nursing Society. 2019;39:55-61.

ALLEA - All European Academics. The European Code of Conduct for Research
Integrity: Revised edition. Berlin: ALLEA, Berlin-Brandenburg Academy of
Sciences and Humanities; 2017.

Beauchamp TL, Childress JF. Principles of biomedical ethics: Oxford University
Press, USA; 2001.

Mularski RA, Puntillo K, Varkey B, Erstad BL, Grap MJ, Gilbert HC, et al. Pain
management within the palliative and end-of-life care experience in the ICU. Chest.
2009;135(5):1360-69.

Udo C, Lovgren M, Sveen J, Bylund-Grenklo T, Alvariza A, Kreicbergs U. A
Nationwide study of young adults' perspectives on participation in bereavement
research. Journal of palliative medicine. 2019;22(10):1271-73.

Temel JS, Greer JA, Muzikansky A, Gallagher ER, Admane S, Jackson VA, et al.
Early palliative care for patients with metastatic non—small-cell lung cancer. New
England Journal of Medicine. 2010;363(8):733-42.

BrintzenhofeSzoc KM, Smith ED, Zabora JR. Screening to predict complicated grief
in spouses of cancer patients. Cancer Practice. 1999;7(5):233-39.

95



182.

183.

184.

185.

186.

187.

188.

189.

190.

191.

192.

193.

194.

195.

196.

96

Tsai KM, Telzer EH, Fuligni AJ. Continuity and discontinuity in perceptions of
family relationships from adolescence to young adulthood. Child Development.
2013;84(2):471-84.

Shanahan L, McHale SM, Crouter AC, Osgood DW. Warmth with mothers and
fathers from middle childhood to late adolescence: Within- and between-families
comparisons. Developmental Psychology. 2007;43(3):551-63.

Shearer CL, Crouter AC, McHale SM. Parents' perceptions of changes in mother-
child and father-child relationships during adolescence. Journal of Adolescent
Research. 2005;20(6):662-84.

Harris CA, Zakowski SG. Comparisons of distress in adolescents of cancer patients
and controls. Psycho-oncology. 2003;12(2):173-82.

Rattay P, von der Lippe E, Mauz E, Richter F, Holling H, Lange C, et al. Health and
health risk behaviour of adolescents: Differences according to family structure.
Results of the German KiGGS cohort study. Plos One. 2018;13(3):¢0192968-¢68.

Ohan JL, Jackson HM, Bay S, Morris JN, Martini A. How psychosocial
interventions meet the needs of children of parents with cancer: A review and critical
evaluation. European journal of cancer care. 2020;29(5).

Fearnley R. Writing the ‘penultimate chapter’: how children begin to make sense of
parental terminal illness. Mortality. 2015;20(2):163-77.

Kentor RA, Kaplow JB. Supporting children and adolescents following parental
bereavement: guidance for health-care professionals. Lancet Child Adolesc Health.
2020;4(12):889-98.

Golsdter M, Henricson M, Enskér K, Knutsson S. Are children as relatives our
responsibility? — How nurses perceive their role in caring for children as relatives of
seriously ill patients. European Journal of Oncology Nursing. 2016;25:33-39.

Kiihne F, Krattenmacher T, Beierlein V, Grimm JC, Bergelt C, Romer G, et al.
Minor children of palliative patients: A systematic review of psychosocial family
interventions. Journal of palliative medicine. 2012;15(8):931-45.

Vandeleur CL, Jeanpretre N, Perrez M, Schoebi D. Cohesion, Satisfaction With
Family Bonds, and Emotional Well-Being in Families With Adolescents. Journal of
Marriage and Family. 2009;71(5):1205-19.

Abel J, Kellehear A, Karapliagou A. Palliative care—the new essentials. Annals of
Palliative Medicine. 2018:S3-S14.

Sallnow L, Smith R, Ahmedzai SH, Bhadelia A, Chamberlain C, Cong Y, et al.
Report of the Lancet Commission on the Value of Death: bringing death back into
life. Lancet. 2022;399(10327):837-84.

Paul S, Vaswani N. The prevalence of childhood bereavement in Scotland and its
relationship with disadvantage: the significance of a public health approach to death,
dying and bereavement. Palliative Care and Social Practice.
2020;14:2632352420975043.

Aoun SM, Breen LJ, O'Connor M, Rumbold B, Nordstrom C. A public health
approach to bereavement support services in palliative care. Australian and New
Zealand Journal of Public Health. 2012;36(1):14-16.



197.

198.

199.

200.

201.

202.

203.

204.

205.

206.

207.

208.

209.

210.

211.

Schut H, Stroebe MS, van den Bout J, Terheggen M. The efficacy of bereavement
interventions: Determining who benefits. In: Stroebe MS, Hansson RO, Stroebe W,
Schut H, editors. Handbook of bereavement research: Consequences, coping, and
care. Washington, DC: American Psychological Association; 2001. p. 705-37.

Bergman A-S, Axberg U, Hanson E. When a parent dies — a systematic review of the
effects of support programs for parentally bereaved children and their caregivers.
BMC Palliative Care. 2017;16:39.

Jessop M, Fischer A, Good P. Impact of expected parental death on the health of
adolescent and young adult children: A systematic review of the literature. Palliative
medicine. 2022;36(6):928-37.

Ing V, Patterson P, Szabo M, Allison KR. Interventions available to adolescents and
young adults bereaved by familial cancer: A systematic literature review. BMJ
supportive & palliative care. 2019.

Guassi Moreira JF, Telzer EH. Changes in family cohesion and links to depression
during the college transition. Journal of Adolescence. 2015;43:72-82.

Tein JY, Sandler IN, Ayers TS, Wolchik SA. Mediation of the effects of the family
bereavement program on mental health problems of bereaved children and
adolescents. Prevention science: the official journal of the Society for Prevention
Research. 2006;7(2):179-95.

Stroebe M, Stroebe W, Schut H. Gender differences in adjustment to bereavement:
An empirical and theoretical review. Review of General Psychology. 2001;5(1):62-
83.

Yopp JM, Park EM, Edwards T, Deal A, Rosenstein DL. Overlooked and
underserved: Widowed fathers with dependent-age children. Palliative & supportive
care. 2015;13(5):1325-34.

Boerner K, Silverman PR. Gender specific coping patterns in widowed parents with
dependent children. Omega: Journal of Death & Dying. 2001;43(3):201.

Erickson RJ. Why emotion work matters: Sex, gender, and the division of household
labor. Journal of Marriage and Family. 2005;67(2):337-51.

Werner-Lin A, Biank NM. Holding parents so they can hold their children: Grief
work with surviving spouses to support parentally bereaved children. Omega: Journal
of Death and Dying. 2012;66(1):1-16.

Johnson MJ, May CR. Promoting professional behaviour change in healthcare: What
interventions work, and why? — A theory-led overview of systematic reviews. BMJ
Open. 2015;5(9):¢008592.

Thorne S, Stephens J, Truant T. Building qualitative study design using nursing's
disciplinary epistemology. Journal of advanced nursing. 2016;72(2):451-60.

Carcary M. The research audit trail: Methodological guidance for application in
practice. Electronic Journal of Business Research Methods. 2020;18(2).

Thorne S, Kirkham SR, O'Flynn-Magee K. The analytic challenge in Interpretive
Description. International Journal of Qualitative Methods. 2004;3(1):1-11.

97












Received: 11 January 2019

Revised: 18 June 2019

Accepted: 20 June 2019

DOI: 10.1002/pon.5163

PAPER

WILEY

Losing a parent to cancer as a teenager: Family cohesion in
childhood, teenage, and young adulthood as perceived by
bereaved and non-bereaved youths

Drofn Birgisdottirt

| Tove Bylund Grenklo?® | Tommy Nyberg®*® | Ulrika Kreicbergs®® |

Gunnar Steineck” | Carl J. Fiirst®

*Faculty of Medicine, Department of Clinical
Sciences Lund, Oncology and Pathology,
Institute for Palliative Care, Lunds University,
Lund, Sweden

2 Clinical Cancer Epidemiology, Department of
Oncology-Pathology, Karolinska Institute,
Stockholm, Sweden

S Department of Caring Science, University of
Gavle, Gavle, Sweden

“#Centre for Cancer Genetic Epidemiology,
Department of Public Health and Primary Care,
University of Cambridge, Cambridge, UK

5 Department of Women's and Children's
Health, Karolinska Institutet, Stockholm,
Sweden

¢ Department of Caring Sciences, Palliative
Research Center, Ersta Skondal Bracke
University College, Stockholm, Sweden

7The Sahlgrenska Academy, Department of
Oncology, Division of Clinical Cancer
Epidemiology, University of Gothenburg
Institute of Clinical Sciences, Gothenburg,
Sweden

Correspondence

Dro6fn Birgisdottir, Palliativt
Utvecklingscentrum, Medicon Village, 404B,
223 81 Lund, Sweden.

Email: drofn.birgisdottir@med.lu.se

Funding information

The Galo Foundation; The Kamprad Family
Foundation for Entrepreneurship, Research
and Charity; The Mats Paulssons Stiftelse; The
Swedish Cancer Foundation, Grant/Award
Number: 2008-758; Mats Paulssons Stiftelse

Abstract
Objective: The aim of this study was to investigate levels of perceived family cohe-
sion during childhood, teenage years, and young adulthood in cancer-bereaved
youths compared with non-bereaved peers.

Methods:

(aged 18-26) who had lost a parent to cancer 6 to 9 years previously, when they were

In this nationwide, population-based study, 622 (73%) young adults

teenagers (aged 13-16), and 330 (78%) non-bereaved peers from a matched random
sample answered a study-specific questionnaire. Associations were assessed using
multivariable logistic regression.

Results: Compared with non-bereaved youths, the cancer-bereaved participants
were more likely to report poor family cohesion during teenage years (odds ratio
[OR] 1.6, 95% ClI, 1.0-2.4, and 2.3, 95% ClI, 1.5-3.5, for paternally and maternally
bereaved youths, respectively). This was also seen in young adulthood among mater-
nally bereaved participants (OR 2.5; 95% ClI, 1.6-4.1), while there was no difference
between paternally bereaved and non-bereaved youths. After controlling for a num-
ber of covariates (eg, year of birth, number of siblings, and depression), the adjusted
ORs for poor family cohesion remained statistically significant. In a further analysis
stratified for gender, this difference in perceived poor family cohesion was only noted
in females.
Conclusion: Teenage loss of a parent to cancer was associated with perceived poor
family cohesion during teenage years. This was also noted in young adulthood among
the maternally bereaved. Females were more likely to report poor family cohesion.
Our results indicate a need for increased awareness of family cohesion in bereaved-

to-be families with teenage offspring, with special attention to gender roles.
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adolescents, bereavement, cancer, family cohesion, oncology, parental death, teenagers, young
adults
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1 | INTRODUCTION

Losing a parent is one of the most tragic experiences that can occur in
the life of a child or adolescent. Bereaved children and youths have
been shown to be at higher risk of negative consequences, such as
anxiety, depression,? self-injury,>* premature death,®> and suicide
attempts® compared with their non-bereaved peers.

In the literature, the most constant factors that can counteract the
negative impact of bereavement are warmth and connection between
the surviving parent and the bereaved child, the mental health of the
surviving parent, and family functioning.”® One of the core elements
of family function is family cohesion, which is a broad concept
intended to grasp the sense of emotional bonding between family
members but also includes other factors, such as support and feeling
of togetherness.” Poor family cohesion has been shown to be associ-
ated with anxiety and depression'® and to predict higher stress
responses in adolescent children of cancer-patients.* It has similarly
been associated with increased mental health problems in parentally
bereaved children.'®*® Furthermore, family cohesion mediates the
effects of parental bereavement on adolescents.”* Also, in previous
reports from this project, poor family cohesion has been strongly asso-
ciated with adverse outcome.*®

Family cohesion changes with time and is affected by situational
stressors and changes in developmental needs as the children
matures.” To be able to support bereaved children and adolescents
in an efficient way, there is a need for more knowledge about which
contextual family- and health care-related factors impact their well-
being.l"" Only limited evidence exists on the impact bereavement has
on the family as a unit and its function.!” Further, there is a dearth
of knowledge on the relationship between bereavement and family
cohesion, as perceived by youths themselves.

The aim of this study was to investigate the levels of perceived
family cohesion during childhood, teenage years, and young adulthood
in youths who had lost a parent to cancer in their teenage years, 6 to 9

years prior to the study, compared with their non-bereaved peers.

2 | METHODS

For inclusion in this nationwide, population-based study, the bereaved
participants needed to have lost a parent from cancer during their
teenage years (at 13-16 years of age). The participants were identified
through the Multi-Generation Register at Statistics Sweden by using
information about the lost parents from the Swedish National Cause
of Death Register. For inclusion, the lost parents had to have died
before the age of 65 in the years 2000 to 2003 and been diagnosed
with cancer at least 2 weeks before the death. The participant had
to have been registered at the same address as both parents, and
the other parent needed to be alive at the time of follow-up.

A random sample of non-bereaved participants was identified by
Statistic Sweden at a ratio of 1:2 (non-bereaved:cancer-bereaved).
Participants in the non-bereaved group were matched by age, gender,

and place of residency. All parents were non-divorced. All participants

needed to be born in one of the Nordic countries, to understand
Swedish, to have an identifiable telephone number, and live in Sweden
at the time of the study.

2.1 | Data collection

Data collection started with an invitation letter to all participants who
met the inclusion criteria, followed by an information call from a
research assistant. If oral consent was given, the anonymous question-
naire, an ethics information sheet, and a reply card was sent. Informa-
tion about participants' right to withdraw from the study at any time
was given both orally and in writing. All participants gave oral and
written consent. The reply card was returned separately in order to
thank
you/reminder card was sent followed by reminder phone calls to

keep the questionnaires anonymous. Afterwards, a

those who had not returned their reply card.

2.2 | Measurements

The data was collected through a study-specific questionnaire that
was developed according to well-established routines.*®? This
included developing the items in the questionnaire based on the liter-
ature, expert recommendations, previous questionnaires from the
research group, and foremost on the topics brought up in semi-
structured interviews with bereaved youths (n = 16). The single-item
questions and response alternatives were tested for face validity with
15 cancer-bereaved and two non-bereaved young adults. The concept
of “family cohesion,” which in the Swedish language is straightforward,
was well understood. None of the participants made any remarks
regarding this question throughout the process. The feasibility of the
study was then tested in a pilot study. The questionnaire included a
total of 271 items, of which 21 were considered relevant for this study
(n = 5 family cohesion, n = 16 potential confounding variables).

The perception of family cohesion was evaluated with five single
items, with the question:

Did you as a family have good cohesion during:

a. your childhood (until you were approximately 11-12 years old)?
b. your teenage years (until the death of your parent)?

c. 0-6 months after your loss?

d. 7-12 months after your loss?

e. today?

There were four response alternatives: “No, not at all” and “Yes, lit-
tle” (labelled poor family cohesion), “Yes, moderate” and “Yes, very
good” (labelled good family cohesion).

The question for the non-bereaved participants, for whom there
was no loss, had only one time-frame for the teenage years. To enable
comparison of the perceived family cohesion during teenage years,
between the groups, the non-bereaved participants got subquestions
(b), (c), and (d) combined into one variable. Reporting poor family cohe-

sion at one or more of these three teenage time-frames in question,
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was labelled as poor family cohesion during teenage years for the
cancer-bereaved participants.

2.3 | Data analysis

The IBM SPSS Statistics 23.0 software (IBM Corp., Armonk, N.Y., USA)
was used for statistical analyses. Crude odds ratios (ORs) with 95% Cls
were calculated with bivariable logistic regression. To control for pos-
sible confounding factors, 16 possible confounding variables that were
considered relevant to family cohesion or bereavement were
preselected on the basis of literature review and previous analysis
within the research project.**> A forward selection (likelihood ratio
test) was performed on the preselected variables. All variables that
met the entry criterion of P < .25 at one or more of the time periods
under investigation were then included in a multivariable logistic
regression model used to calculate adjusted ORs with 95% Cls (Table
A1l). The adjusted ORs and 95% Cls for each time period were calcu-
lated with the model in three steps, every step adding more variables
to the model. Further, analysis was made on the data stratified by the
matching variables and also by gender of the deceased parent. Our
comparisons were two-tailed and performed at the.05 significance
level, apart from the forward selection (likelihood ratio test) which

had the entry criterion at.25 significance level.

2.4 | Ethical considerations

The study was approved by the Regional Ethical Review Board of
Karolinska Institute, Stockholm, Sweden (2007/836-31). To minimize
the risk of causing distress to the participants, the data was not col-
lected during holidays or during the anniversary month of participants'
parental loss. The overwhelming majority of the participants perceived

their participation in the study as meaningful and positive.?®

3 | RESULTS

A total of 1272 young adults (18-26 years old) met the criteria for
inclusion and were asked to participate in the study. Of these, 622
(73%) cancer-bereaved individuals, 337 of whom had lost their father
and 284 their mother, and 330 (78%) non-bereaved individuals
returned the questionnaire. Participants' characteristics are displayed
in Table 1.

The responses of the vast majority of both cancer-bereaved and
non-bereaved participants indicated good (moderate to very good)
family cohesion during childhood, while 3% to 6% of the participants
self-assessed the family cohesion in this period as poor (no or little)
(Figure 1). Higher prevalence of perceived poor family cohesion was
reported in all groups during the teenage years. In total, 20.3% of
the paternally bereaved and 27.3% of the maternally bereaved partic-
ipants reported poor family cohesion at one or more of the time
periods during the teenage years, while 14.0% of the non-bereaved
reported poor family cohesion during the teenage years. When asked

about family cohesion today, ie, at the time of the survey in young
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adulthood, 8.4% of the paternally bereaved participants reported poor
family cohesion, while the prevalence was at 19.5% among those who
had lost their mother, in comparison with 8.8% of the non-bereaved
youths (Figure 1).

Table 2 shows crude ORs as well as adjusted ORs, with corre-
sponding 95% Cls, for the reported poor family cohesion during child-
hood, teenage years and young adulthood. There was no statistically
significant difference in reported perception of family cohesion
between the groups during childhood. However, during the teenage
years, the cancer-bereaved youths were more likely to report poor
family cohesion compared with their non-bereaved peers: for the
paternally bereaved youths, the crude OR was 1.6 (95% Cl, 1.0-2.4)
and for maternally bereaved youths, 2.3 (95% Cl, 1.5-3.5). In young
adulthood (6-9 years after the loss), the difference in perceived poor
family cohesion was statistically significant for those who had lost
their mother, with OR 2.5 (95% Cl, 1.6-4.1), in comparison with the
non-bereaved participants. The difference was not statistically signifi-
cant for the paternally bereaved participants for this time period.

After the step-wise adjustments for the teenage time period, all
adjusted ORs for poor family cohesion remained statistically signifi-
cantly higher for the bereaved compared with the non-bereaved
group, and varied between 1.5 (95% Cl, 1.0-2.4) and 1.7 (95% Cl,
1.1-2.7) among the paternally bereaved and between 2.2 (95% Cl,
1.5-3.4) and 2.3 (95% CI, 1.5-3.8) among the maternally bereaved
youths. In young adulthood, the reported perception of poor family
cohesion among those who had lost a mother was statistically signifi-
cantly higher compared with that among the non-bereaved partici-
pants, resulting in an adjusted OR of 2.3 (95% Cl, 1.3-3.9) after the
final adjustments (Table 2).

The analysis stratified by age or place of residency showed no sub-
stantial changes to the main results (data not shown). However, the
cancer-bereaved females had a significantly higher risk of reporting
poor family cohesion during teenage years, compared with the non-
bereaved females, (OR: paternally bereaved: 2.7 [95% ClI, 1.3-3.8],
maternally bereaved: 3.2 [95% Cl, 1.8-5.5]); and in young adulthood
for the maternally bereaved females (OR: 3.5 [95% Cl, 1.8-7.1]). No
statistically significant difference was found between the cancer-
bereaved and non-bereaved male participants.

4 | DISCUSSION

In this nationwide, population-based study, we found an association
between the loss of a parent to cancer and poor family cohesion dur-
ing the teenage years. Moreover, those who had lost their mother
were more likely to report poor family cohesion also in young adult-
hood, 6 to 9 years after the loss. These results remained statistically
significant even after adjustments for several possible confounding
factors. A gender specific analyses showed that these results were sta-
tistically significant only for the female participants.

To the best of our knowledge, no previous studies have reported
on family cohesion changes over time, as perceived by parentally-

bereaved offspring. Factors involved in family cohesion, such as
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TABLE 1 Characteristics of the participants

Cancer-Bereaved”

n (%)

Non-Bereaved®
n (%)

Confirmed eligible® 851 421
Not reachable 55 (6.5) 24 (5.7)
Declined participation 66 (7.8) 28 (6.6)
Did not return the questionnaire 108 (12.7) 39 (9.3)
Participated (response rate) 622 (73.1) 330 (78.4)
Paternally bereaved Maternally bereaved
Gender of the deceased parent
Male (father) 337 (54.3) -
Female (mother) 284 (45.7) -
Not stated? 1 -
Gender
Male 170 (50.4) 139 (48.9) 169 (51.2)
Female 167 (49.6) 145 (51.1) 161 (48.8)
Year of birth
1988-1990 123 (36.7) 87 (30.6) 119 (36.2)
1986-1987 149 (44.5) 137 (48.2) 146 (44.4)
1984-1985 63 (18.8) 60 (21.1) 64 (19.4)
Not stated? 2 1
Birth order
Firstborn 75 (22.3) 69 (24.3) 104 (31.7)
Middle 88 (26.2) 60 (21.1) 87 (26.5)
Youngest 155 (46.1) 146 (51.4) 127 (38.7)
No siblings 18 (5.4) 9(3.2) 10 (3.1)
Not stated? 1 2
Current employment status®
Studying at high school level 16/332 (4.8) 8/281 (2.8) 13/325 (4.0)
Adult education at high school level 19/332 (5.7) 12/280 (4.3) 18/325 (5.5)
Studying at university level 88/332 (26.5) 99/280 (35.4) 112/327 (34.2)
Employed or self-employed 199/335 (59.4) 155/280 (55.4) 182/326 (55.8)
Unemployed 44/334 (13.2) 47/281 (16.7) 53/323 (16.4)
On parental leave 3/332(0.9) 6/280 (2.1) 2/324 (0.6)
On sick leave 3/332 (0.9) 4/280 (1.4) 4/324 (1.2)
Residential region
Rural 23 (6.9) 31 (11.0) 30 (9.1)
Small village or town 72 (21.6) 41 (14.5) 60 (18.3)
Mid-sized town 146 (43.7) 137 (48.6) 156 (47.6)
City of more than 500 000 93 (27.8) 73 (25.9) 82 (25.0)
Not stated? 3 2 2
Father's year of birth
1960- 27 (8.3) 33 (12.0) 63 (19.4)
1955-1959 11 (34.3) 93 (34.8) 111 (34.3)
1950-1954 109 (33.6) 75 (28.1) 93 (28.7)
-1949 32(9.9) 46 (17.2) 57 (17.6)

(Continues)
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TABLE 1  (Continued)

Cancer-Bereaved®
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Non-Bereaved®

n (%) n (%)
Not stated? 12 9 6
Mother's year of birth
1960- 72 (22.2) 53(19.9) 112 (35.2)
1955-1959 111 (34.3) 93 (34.8) 118 (37.1)
1950-1954 109 (33.6) 75 (28.1) 64 (20.1)
-1949 32(9.9) 46 (17.2) 24 (7.6)
Not stated” 13 17 12
2All those identified by the registers who met the inclusion criteria.
Young adults who lost a parent to cancer between the ages of 13 and 16 years in Sweden, 2000-2003.
°A random sample from the Swedish population, matched for age, sex, and residency to the cancer-bereaved young adults.
9The group “not stated” is not included in calculations of prevalence.
®Participants were allowed to report more than one alternative.
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communication, emotional connection, perceived support, and Our results also show that among the maternally bereaved youths,

relationships within the family, might possibly explain the increased
prevalence of poor family cohesion among the bereaved participants.

Previous research has showed that family function is based on
the interaction between individuals in the family, and when one dies,

the others need to adapt to a new constellation,

affecting the
whole family system. The relationship dynamics between the surviv-
ing parent and child change after the death of a parent.?? This is
supported in a long-term follow-up study, which showed that paren-
tally bereaved youths had less harmonious relations with their sur-
viving mother or father, including lack of communication, compared
with their peers in non-bereaved families.?®> The relationship with
the surviving parent has been shown to be a major factor influencing
the children's coping skills and well-being.”?%2% The surviving parent
is him or herself going through bereavement and emotional difficul-
ties that may affect the capability of giving emotional support to

their children or conducting positive parenting.?2°

the perception of poor family cohesion appeared to continue into
young adulthood, years after the loss of the mother. Among the pater-
nally bereaved participants, however, the level of perceived family
cohesion in young adulthood did not differ from that in the non-
bereaved controls. Studies have shown that widowed fathers have

hZé

more difficulties in adapting to life after a partner's deatl while

women have better coping strategies when adjusting to bereave-

t.2” Communication, emotional bonding, and support are some

men
of the core components of family cohesion,” and in comparison with
mothers, widowed fathers have been shown to be less likely to com-

2528 provide positive parenting,?® or react

municate about emotions,
to the children's loss-related needs.?> However, Werner-Lin and Biank
argue that the difference seen in the family adaptation to loss of a par-
ent may be based, not on the gender of the surviving parent, but,
rather, on the role the surviving parent played in the family's life pre-

ceding the illness and the death.??
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Further analysis on the basis of the gender of the participant
showed higher levels of perceived poor family cohesion among the
bereaved female participants compared with the non-bereaved
females, while no significant difference was found between the male
participants. Family relationships have been shown to be especially
prominent to female adolescents' well-being,*° and they experience
more emotional distress as a reaction to poor family cohesion com-
pared with boys.>! Bereaved girls have also been shown to have
greater likelihood to internalize problems® and greater vulnerability

than boys®1*

as well as a stronger likelihood to take on more respon-
sibility for the family life.'* Our results indicate that an awareness may
be needed for bereaved-to-be families with teenagers according to
their role in the family and gender.

The large sample size and high participation rate (73%-78%) are
the main strengths of this nationwide, population-based study.
Another strength was the well-prepared and comprehensive question-
naire that was based on qualitative interviews with both bereaved and
non-bereaved young adults.

Throughout the study process, an epidemiological framework
adapted to this field of research was followed.>? To enable adjust-
ments, we assessed numerous possible confounding factors. When
examining possible confounding factors during the data analysis
phase, we performed an initial sorting by examining them one by
one in relation to the outcome with a generous cut-off level (0.25)
to maximize the possibility of finding factors that would explain our
findings.

The questionnaire was designed using one direct question per phe-
nomenon, where all questions were directly related to the real-life
phenomena under investigation. This, enabled a comprehensive
collection of data on teenagers' experience when losing a parent
to cancer.

The comprehensive concept of family cohesion was self-assessed
through a subjective global measurement. All of the existing vali-
dated instruments for family cohesion included a large number of
items and none of them was validated for our target group at the
time of data collection. In line with that, a recent systematic review
of self-report family assessment measures stated that all of the
validated instruments use a large number of items and no evidence
exists of their responsiveness to changes in family functioning
over time.*®

Using a global-single-item question can sometimes be more prefer-
able when measuring a complex phenomenon than using answers
from a multiple-item scale that have been computed into one single
rating.3* This allows the participants to weigh into their own assess-
ment those aspects of the phenomenon that are relevant to them.>*

Since the comprehensive concept of family cohesion was self-
assessed through a subjective global measurement, we cannot exactly
define what family cohesion means for each participant. However, we
assume that at the moment of answering the questionnaire, the feel-
ing is real to the participant. Furthermore, none of the participants,
made any remarks regarding the concept of family cohesion during
the face-validity interviews. They all seemed to have a clear picture

of what family cohesion meant to them.

WILEY— 2

4.1 | Study limitations

Our study design implies the possibility of recall-induced bias regard-
ing data from the childhood and teenage time periods. On the other
hand, to collect the data prospectively was not considered as an
option because of practical, economical, and ethical reasons. Further-
more, a recent study investigating the accuracy of retrospective
reports on family environment as experienced by adolescence found
that retrospective and prospective reports agreed well regarding the
emotional dimensions of the family life (such as family cohesion), that
can be well captured with retrospective reports.

We also have no knowledge about whether the level of family
cohesion differed between our participants and the young adults
who declined participation in our study, and the generalizability of
our findings may not be applicable outside our setting and population.

4.2 | Clinical implications

Our findings showed that losing a parent to cancer as a teenager
increases the risk of poor family cohesion as perceived by parentally
bereaved youth. Impaired family cohesion has been shown to be associ-
ated with a number of negative outcomes for adolescents.'>3¢ Hope-
fully, our findings will encourage clinicians caring for dying parents
with teenage offspring to pay attention to the family cohesion, to iden-
tify those at increased risk of poor family cohesion in bereavement, and
to provide support as needed. According to the results of two system-
atic reviews, supportive interventions can benefit bereaved-to-be fam-
ilies with minor children, although further research is still needed.3”% It
has been shown that an intervention such as “The Family Bereavement
Program” can strengthen the relationship between the surviving parent
and the bereaved child or adolescent, which can have a positive effect

on both the parent's and the child's health and well-being.243%40

5 | CONCLUSIONS

In this nationwide, population-based study, we found that for teen-
agers, losing a parent to cancer increases the risk of poor family cohe-
sion during the teenage years, when compared with non-bereaved
peers. The perception of poor family cohesion lasted into young adult-
hood among the maternally bereaved youths. However, these findings
were only noted among females. These results warrant further investi-
gations of family cohesion among youths facing bereavement, including

influencing factors within the family, as well as bereavement support.
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Overview of the preselected variables and variables associated with reported family cohesion at different

time periods

Forward Forward Forward
Childhood Selection P* Teenage Years Selection P* Young adulthood” Selection P?
Background variables of the participant, added at step one (adjustment 1)
Gender v Gender .001 Gender
Year of birth vYear of birth 1102 Year of birth
Residential region v Residential region 151 v Residential region .040
Religious or spiritual Religious or spiritual Religious or spiritual
Background variables of parents and family-related variables, added at step two (Adjustment 2)
Number of siblings +Number of siblings .006 Number of siblings
VBirth order .250 VBirth order 211 Birth order
vMother's year of birth 128 Mother's year of birth vMother's year of birth .020
Father's year of birth Father's year of birth v Father's year of birth .001
Educational level of mother v Educational level of mother .090 Educational level of mother
Educational level of father v Educational level of father .180 Educational level of father
Ever been bereaved of a sibling v Ever been bereaved of a sibling 140 Ever been bereaved of a sibling
Depression in at least one parent Depression in at least one parent  .005 Depression in at least one parent
v Alcohol/drug misuse in at least <.001 v Alcohol/drug misuse in at least <.001 Alcohol/drug misuse in at least .003
one parent one parent one parent
Adverse events added at step three (Adjustment 3)
vHave experienced being bullied .025 vHave experienced being bullied .002 vHave experienced being bullied .001
vHave experienced being .008 vHave experienced being <.001 vHave experienced being 129
physically assaulted or sexually physically assaulted or sexually physically assaulted or sexually
violated violated violated
Have ever been diagnosed with vHave ever been diagnosed with 250 vHave ever been diagnosed with  .035

depression

depression

depression

“The P values are based on forward selection (likelihood ratio test) with the entry criterion of P < .25.

PAt the time of the survey (today), when participants were aged 18 to 26 years.

YVariables included in the multivariable logistic regression model after meeting the entry criterion of the forward selection (likelihood ratio test).
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Acute and long-term grief reactions and
experiences in parentally cancer-bereaved
teenagers
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Jimmie Kristensson®’, Gunnar Steineck®®, Carl Johan Frst> and Ulrika Kreicbergs®'®

Abstract

Background: Previous research shows that many cancer-bereaved youths report unresolved grief several years after
the death of a parent. Grief work hypothesis suggests that, in order to heal, the bereaved needs to process the pain
of grief in some way. This study explored acute grief experiences and reactions in the first 6 months post-loss
among cancer-bereaved teenagers. We further explored long-term grief resolution and potential predictors of
having had “an okay way to grieve” in the first months post-loss.

Methods: We used a population-based nationwide, study-specific survey to investigate acute and long-term grief
experiences in 622 (73% response rate) bereaved young adults (age > 18) who, 6-9 years earlier, at ages 13-16
years, had lost a parent to cancer. Associations were assessed using bivariable and multivariable logistic regression.

Results: Fifty-seven per cent of the participants reported that they did not have a way to grieve that felt okay
during the first 6 months after the death of their parent. This was associated with increased risk for long-term
unresolved grief (odds ratio (OR): 4.32, 95% confidence interval (Cl): 2.99-6.28). An association with long-term
unresolved grief was also found for those who reported to have been numbing and postponing (42%, OR: 1.73,
95% Cl: 1.22-2.47), overwhelmed by grief (24%, OR: 2.02, 95% Cl: 1.35-3.04) and discouraged from grieving (15%,
OR: 2.68, 95% ClI: 1.62-4.56) or to have concealed their grief to protect the other parent (24%, OR: 1.83, 95% Cl:
1.23-2.73). Predictors of having had an okay way to grieve included being male, having had good family cohesion,
and having talked about what was important with the dying parent.
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long-term unresolved grief.

Unresolved grief, Young adults

Conclusion: More than half of the cancer-bereaved teenagers did not find a way to grieve that felt okay during the
first 6 months after the death of their parent and the acute grief experiences and reaction were associated with
their grief resolution long-term, i.e. 6-9 years post-loss. Facilitating a last conversation with their dying parent, good
family cohesion, and providing teenagers with knowledge about common grief experiences may help to prevent

Keywords: Adolescents, Bereavement, Cancer, Grief, Loss, Mourning, Oncology, Parental death, Teenagers,

“I remember once waking up in the middle of the
night with an excruciating pain in my heart. It was
stabbing, aching and burning. If I had not been told
that psychological pain can manifest itself in
physical pain I would have thought that I was dying
that night. The pain was so intense; I think my heart
broke in thousands of pieces that night.

Today, eight years later, my heart is no longer in
thousands of pieces — at least not for any longer
period of time.”

Quote from one of the participants, a daughter who
at age 14 lost her mother [1](p.31).

Introduction
Undoubtedly, for a child, one of the most devastating
experiences is the early death of a parent, which can ser-
iously affect their health and wellbeing [2-7] in the short
and long term. Bereavement in children and adolescents
has been shown to be associated with increased risk of
suicide attempts [8, 9] and increased mortality [10, 11],
and previous research based on the same study sample
as the current study showed almost a doubled risk of
self-injury in the first 6-9years following teenage be-
reavement [12, 13]. While not all bereaved children and
adolescents will face these negative outcomes of bereave-
ment [14, 15], risk factors such as sudden, unexpected
or traumatic [5] loss, parental depression [16] and poor
family cohesion [17, 18] have been identified. Compli-
cated or prolonged grief is another factor that has been
shown to be associated with those negative health-
related outcomes in bereaved children and adolescents
[19, 20]. This includes symptoms such as separation dis-
tress, pre-occupation with thoughts about the deceased
person, and difficulties in accepting the loss or in return-
ing to normal functioning after the loss [21-23]. It
should be noted that the categorization of complicated
or prolonged grief is still debated, particularly in chil-
dren and adolescents [24, 25].

In bereaved adults, the characteristics of the grieving
process are considered to be of importance for their
wellbeing after bereavement [26—28]. In the immediate

phase after bereavement, grief may often include power-
ful emotions such as shock, numbness, crying, anxiety
and anger [29, 30] and many theories concerning coping
with or recovering from loss, regardless of whether they
focus on stages [11] or tasks [12], include the notion
that, in order for the person to heal, they must deal with
the pain in so-called “grief work”. Since Freud first came
forward with this notion, the understanding of what
“working through the grief” entails has changed over
time [31], challenging the assumption that “grief work”
is only a cognitive process of confronting the loss [31].
This can be seen in one of today’s relevant grief-
theories, the Dual Process Model, stating that it is part
of the normal grieving process for people to shift in and
out of the intense emotional reaction to loss, described
as oscillation between loss- and restoration-oriented
grief reactions [32]. The Dual Process model was initially
designed to understand conjugal bereavement [31] and
yet more research is needed to build up the empirical
evidence among bereaved children and teenagers. Grief
is a unique experience and is highly influenced by indi-
vidual traits, the relationship with the deceased and the
circumstances surrounding the death, as well as social
and cultural factors [25], and grief reactions among chil-
dren and teenagers can differ from adults’ reactions [33].
Children and teenagers can often only tolerate the
emotional pain for a short period of time compared with
adults, shifting between intense feelings such as yearn-
ing, sadness or anger to rapidly returning to normal
activities [33-35]. It has been highlighted that more
knowledge is needed about the grieving process of chil-
dren and teenagers [36—38] and many experts in the
field seem to agree that not all knowledge from the adult
bereavement research field can be transferred directly to
children and teenagers [24]. Knowledge on various grief
reactions of children and teenagers can be helpful for
both bereaved children and their parents while dealing
with the loss [39-41]. Nevertheless, for the last decades,
the focus within the bereavement literature has mostly
been on what is sometimes referred to as “pathological
grief responses” among children and teenagers, while
more research is also needed to better understand
“normative grieving processes “ [25]. While knowledge



Bylund-Grenklo et al. BMC Palliative Care (2021) 20:75

regarding e.g. the needs of, and the meaning of grief
in bereaved children, adolescents and young adults
are increasingly being documented [42-44], we still
need more knowledge about the youths’reactions and
experiences of grief, in the immediate phase and
long-term [24, 37].

To be able to provide more knowledge and to reduce
suffering among parentally bereaved teenagers, more
research based on teenagers’ own experience is needed
to describe their normative and pathological grieving
processes [25] both during the acute bereavement phase
and long-term.

In the preparatory interviews with cancer-bereaved
youths that were performed for this research project, the
parentally bereaved informants described a range of dif-
ferent grief reactions in the immediate post-loss phase.
Some concluded that they had not found “an okay way
to grieve” (data not published).

The aim of this exploratory population-based study
was to investigate 1) the prevalence of a set of grief ex-
periences and reactions in the acute bereavement phase,
i.e. the first 6 months post-loss, and 2) their possible as-
sociations with unresolved grief long-term, 6-9 years
after the loss of a parent to cancer, as self-assessed by
cancer-bereaved youths. Further, we explored the associ-
ations between demographic, family, and health care-
related factors, and the experience of having had an okay
way to grieve in the first 6 months post-loss.

Method

Study design and study population

We conducted a population-based nationwide survey in
2009-2010 in young adults who, during their teenage
years, had lost a parent to cancer. The Swedish Cause of
Death Register identified the individuals who had died
from cancer at an age younger than 65 (based on Inter-
national Classification of Diseases, 10th revision (ICD-
10), codes C00-C96) in 2000-2003. This information
was then used by the Multi-Generation Register to iden-
tify children who were bereaved of a parent between the
ages of 13 and 16 and who had been living with both
parents at the time of the loss. Because of the great vari-
ation in maturity levels during the teenage years [45], we
decided to restrict this study to the youngest group of
teenagers that would match grades 7 to 9 in the Swedish
middle school.

For inclusion, the participants had to be living in
Sweden at the time of the survey, be fluent in Swedish,
and have an identifiable telephone number; also, their
other parent still had to be alive. Altogether, 851 be-
reaved former teenagers were confirmed eligible for the
study. All participants were between 18 and 26 years old
at the time of the data collection. More details on the
study protocol have been published elsewhere [46].
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Data collection

At the beginning of the data collection, each participant
first received an introductory letter explaining the study
objective. A questionnaire was sent only to those who,
during a subsequent informative telephone call, con-
sented to participate. Participants were informed both
orally and in writing about their right to withdraw from
the study at any time. The questionnaires were returned
in pre-stamped envelopes, separately from the response
cards in order to ensure anonymity. After a few weeks, a
combined thank you and reminder card was posted,
followed by reminder telephone calls to those whose
responses were missing.

Questionnaire development

A study-specific questionnaire was developed based on
semi-structured interviews with 15 cancer-bereaved
youths, and interviews with three health care profes-
sionals specialized in grief and palliative care, as well as
the bereavement literature. To ensure that the questions
we constructed were understood as intended, we tested
the face validity of the questionnaire and response op-
tions with 15 cancer-bereaved former teenagers (six pre-
viously interviewed and nine newly invited individuals)
in think-aloud interviews. Questionnaire development
followed well-established routines that have been
previously described [47, 48]. The final questionnaire
contained 271 question items, set in different time
frames, i.e. childhood, teenage years (before and after the
loss), and young adulthood (at the time of the survey). A
total of 37 items were considered relevant for this study.

Measurements

We used six single-item questions [49] to assess coping
styles, grief experiences, expressions and behaviours in
the acute bereavement phase, ie. during the first 6
months after the loss of a parent (hereafter referred to
as “Acute grief experiences and reactions”). These ques-
tions all started with “For the first half-year after your
loss, would you agree with the statement: ...” , followed
by:

o “I had a way to grieve that felt okay.” (hereafter
labelled: Had an okay way to grieve, or as its
negative counterpart; Did not have an okay way to
grieve (R) for its reversed form)

o “I clenched my teeth, built a wall around me and
lived on as if nothing had happened.” (Numbing and
postponing)

o “I withheld my grief to protect my other parent.”
(Concealed grief)

o “The grief was so strong it felt as if I would not
survive, as if I was going crazy or was not normal.”

(Overwhelmed by grief)
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e “People stopped me from grieving by drawing away
when I was sad or praising me when I was being
strong.” (Discouraged from grieving)

o “There was pressure from others that I should be
more sad than [ was showing.” (Pressured to grieve)

The response options for all abovementioned questions
were: “Completely agree”, “Moderately agree”, “Slightly
agree” and “Do not agree at all”.

Long-term grief resolution, ie. at the time of the
survey (6-9 years after the loss), was measured with the
single-item question:

e “Have you worked through your grief?”, with the
response options “No, not at all”, “Yes, a little”, “Yes,
moderately” and “Yes, completely”.

This single-item question was well understood by be-
reaved participants in the face-validity interviews and
has been used in previous studies [17, 50-53]. In a study
on young adults, cancer-bereaved of a sibling, this
question was validated against three questions from the
Inventory of Complicated Grief (ICG), and found to be
strongly correlated to them [53].

Additionally, we used ten demographic variables (e.g.
gender of the child), three family-related variables (e.g.
family cohesion), and 15 health care-related variables
(e.g. teenagers’ level of trust in the health care provided
to the dying parent in the final week of life) in our data
analysis.

Data analysis

The responses to all of the items measuring the grief ex-
periences and reactions during the acute bereavement
phase (the first 6 months post-loss) were dichotomized
into “Agree” (moderately, and completely agree) and
“Disagree” (slightly agree, and do not agree at all). The
responses “No” and “Yes, a little” to the question of hav-
ing worked through grief were labelled as “Unresolved
grief” while “Yes, moderately” and “Yes, completely”
were labelled as having worked through grief.

The relationship between the six acute grief experi-
ences and reactions in the first 6 months following the
loss, and perceived unresolved grief at follow-up was
evaluated in terms of odds ratios (ORs). The unadjusted
estimates were calculated using logistic regression which
was then subsequently adjusted for three groups of
possible confounders. The adjustment scheme applied
decomposes into two steps. In the first step, all of the
available possible confounders were classified as belong-
ing to one of the classes “background variables”, “family-
related variables” and “health care-related variables”.
Within each group a logistic regression with a forward
selection procedure was performed, using the variables
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as predictors of “unresolved grief at follow-up”. Selection
was based on likelihood ratio p-values, with a p-value of
0.25 used as a stopping criterion. This means that the
selection procedure was aborted if none of the
remaining candidate variables were associated with a p-
value of 0.25 or less when included in the model. Prior
to each selection all individuals with missing values on
any of the variables within a particular group of variables
were excluded. In the second step, the groups of vari-
ables selected by the forward selection procedures were
sequentially used to calculate the adjusted ORs with 95%
confidence intervals (CIs).

A further analysis of the data was performed, where
both crude and adjusted ORs were calculated again with
the same three groups of possible confounders as before,
but now with the data stratified by the gender of the
participants.

In order to assess what variables might be associated
with Having had an okay way to grieve in the 6 months
following the loss, all variables considered in the previ-
ous analysis were treated as potential predictors of this
outcome in bivariable logistic regression models. Once
again likelihood ratio p-values were used to evaluate
their predictive performance. The significant variables
(p-value <0.05) were subsequently used in conjunction
as predictors in a multivariable logistic regression model,
in order to investigate the effect of correlations among
them on their significance as predictors.

Results

A total of 851 cancer-bereaved youths (teenagers at the
time of their loss) were confirmed eligible, 622 (73%) of
whom returned the questionnaire. Fifty-four per cent of
participants had lost their father and 46% had lost their
mother. The characteristics of the participants are pre-
sented in Table 1.

Prevalence of the different acute grief experiences and
reactions

Among the participants, 57% reported that they had not
had an okay way to grieve (R), as can be seen in Table 2.
The most often agreed with out of the remaining five
acute grief reactions were numbing and postponing
(42%), concealed grief to protect the other parent (25%)
and being overwhelmed by grief (24%). A total of 79
participants, or 13%, disagreed with all of the statements
regarding grief during the acute bereavement phase.

Associations between the acute grief reactions and long-
term unresolved grief

Forty-five per cent of the participants reported not hav-
ing worked through their grief at the time of the survey
6—9 years post-loss. Table 3 shows the associations be-
tween the six acute grief experiences and reactions in
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Table 1 Characteristics of the study population (Continued)

N (%) N (%)
Confirmed eligible' 851 (100) Residential area
Unreachable 55 (6) Rural 54 (9)
Declined to participate 66 (8) Small village or town 113 (18)
Agreed initially but did not return the questionnaire 108 (13) Medium-sized town 283 (46)
Provided information 622 (73) City of more than 500,000 166 (27)
Gender of the participants Not stated 6
Male 309 (50) Gender of the deceased parent
Female 312 (50) Male 337 (54)
Not stated 1 Female 284 (46)
Year of birth (age, in years, at the time of the survey) Not stated 1
1988-1990 (19-21) 210 (34) ! Confirmed eligible = all those identified in registers who met the
inclusion criteria
1986-1987 (22, 23) 286 (46) 2 More than one response alternative could be selected for this question.
1984-1985 (24-26) 123 (20) Number of responses per answer is provided
Not stated 3
. the first 6 months post-loss and reported unresolved
Birth order . . .
grief 6-9 years later (i.e. at the time of the survey). The
Oldest child 144 (23) participants reporting not having had an okay way to
Middle child 148 (24) grieve (R) were statistically significantly more likely to
Youngest child 302 (49) report long-term unresolved grief (OR: 4.32, 95% CIL:
Only child 27 (4) 2.99-6.28). Statistically significant associations with un-
Not stated 1 resolved grief long-term were ‘also found in thlose who
Living arrangement and marital status reported to have been numbing and postponing (OR:
1.73, 95% CI: 1.22-2.47), to have been overwhelmed by
Lives with parent, is single 13422 grief (OR: 2.02, 95% CI: 1.35-3.04), to have been discour-
Lives with parent, has a partner (living apart) 701 aged from grieving (OR: 2.68, 95% CI: 1.62-4.56) and to
Has moved away from parent, is single 153 (25) have concealed their grief to protect the surviving parent
Has moved away from parent, has a partner (living 86 (14) (OR: 1.83, 95% CI: 1.23-2.73). All these associations
apart) remained statistically significant after controlling for the
Lives with partner or spouse 176 (28) selected possible confounding demographic variables,
Not stated 3 family-related variables and health care-related variables
Highest level of education attained (at the time of the survey) (Table 3).
Not applicable, never graduated 6 (1) Gender-stratified analysis
Middle school (<9th grade) 9@ Forty-nine per cent of the parentally cancer-bereaved
High school (210th grade) 501 (81) male participants and 65% of the female participants
College/university 54 (9) reported not having had a way to grieve that felt okay
Other type of studies 10 (R) to them during the acute bereavement phase. Figure 1
Not stated . illustrates the reported prevalence of the different grief
) experiences and reactions during the acute bereavement
Current employment status phase, subdivided by gender. Figure 2 shows the
Studying at high school level 24/614 (4) reported prevalence of grief resolution 69 years after
Adult education at high school level 31/613 (5) the loss of a parent, where 37% of the male and 52% of
Studying at university level 187/613 the female participants reported long-term unresolved
(30) grief.
Employed or self-employed 355/616 In further analysis of the data stratified by gender, not
(58) having had an okay way to grieve (R) was found to be
Unemployed 91/616 (15)  statistically significantly associated with long-term unre-
On parental leave 9/613 (2) solved grief in cancer-bereaved youths, both male (OR:
On sick leave 7/613 (1) 5.9, 95% CI: 3.4—10.3) and female (OR: 2.9, 95% CI: 1.8—

5.0). These associations remained significant for both
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Table 2 Prevalence of acute grief experiences and reactions (in the first 6 months post-loss) (N =622)

For the first half-year after your loss, would you agree Do not agree Slightly Moderately Completely Missing
with the statement N (%) agree agree agree N'

(see phrasing in italics below): N (%) N (%) N (%)

DID NOT HAVE AN OKAY WAY TO GRIEVE? 107/614 (17) 158/614 (26) 227/614 (37) 122/614 (20) 8

‘I did not have a way to grieve that felt okay.”

NUMBING AND POSTPONING 117/616 (19) 239/616 (39) 148/616 (24) 113/616 (18) 6

‘I clenched my teeth, built a wall around me and lived on as if

nothing had happened.”

CONCEALED GRIEF 266/615 (43) 199/615 (32) 97/615 (16) 53/615 (9) 7

‘I witheld my grief to protect my other parent.”

OVERWHELMED BY GRIEF 280/616 (45) 186/616 (30) 89/616 (14) 61/616 (10) 6

“The grief was so strong it felt as if | would not survive, as if | was

going crazy or was not normal.”

DISCOURAGED FROM GRIEVING 349/613 (57) 171/613 (28) 60/613 (10) 33/613 (5) 9
“People stopped me from grieving by drawing away when | was

sad or praising me when | was being strong.”

PRESSURED TO GRIEVE 328/616 (53) 172/616 (28) 78/616 (13) 38/616 (6) 6

“There was pressure from others that | should be more sad than
| was showing.”

" Individuals with missing data are excluded from the prevalence calculations

2 To facilitate comparisons and avoid double negations, we here present the variable “I had a way to grieve that felt okay” as its negative counterpart,

“I did not have a way to grieve that felt okay”

genders throughout the adjustments. However, only
among the male participants were numbing and post-
poning (OR: 1.73, 95% CIL: 1.22-2.47), overwhelmed by
grief (OR: 2.02, 95% CI: 1.35-3.04) and concealed grief
(OR: 2.19, 95% CI: 1.13-4.31) statistically significantly
associated with long-term unresolved grief. These associ-
ations either remained or were strengthened after adjust-
ments (Table 3). For female participants, the association
with long-term unresolved grief was found for those
reporting having been discouraged from grieving (OR:
2.76, 95% CI: 1.49-5.32). The association remained sta-
tistically significant and more or less unchanged after
adjustments for background, and family and health care-
related variables.

Possible predictive factors for having had an okay way to
grieve in the first 6 months post-loss

Nine out of 28 background, family, and health care-
related variables were found to be statistically signifi-
cantly associated with having had an okay way to grieve,
based on the results of a univariate logistic regression
(see Supplementary Table). These nine variables were
then used in a multivariable logistic regression model
(Table 4), where three of them were found to be statisti-
cally significantly associated with having had an okay
way to grieve. Male participants were more likely to
have had an okay way to grieve (OR: 1.77, 95% CI: 1.23—
2.54). Those who stated that there was a good family co-
hesion during the first 6 months after the loss (OR: 2.17,
95% CI: 1.27-3.84), and those who reported that they
had talked with the dying parent about what was im-
portant were more likely to have had an okay way to

grieve than those who did not and wished they had (OR:
2.00, 95% CI: 1.35-2.97).

Discussion

This exploratory nationwide population-based study of
622 parentally bereaved former teenagers shows that
more than half of the participants had not found an okay
way to grieve in the first 6 months after the loss. Not
having had an okay way to grieve, and four out of the
five other acute grief experiences and reactions, includ-
ing numbing and postponing, concealing the grief to pro-
tect the surviving parent, and being overwhelmed by
grief, were associated with long-term unresolved grief.
Differences were found between male and female partici-
pants in their reported grief experiences and reactions
during the acute bereavement phase. Male participants,
those who had talked with the dying parent about what
they perceived as important, and those who had good
family cohesion after the loss were more likely to have
had an okay way to grieve in the immediate post-loss
phase.

To the best of our knowledge, this is the first docu-
mentation of the prevalence or even existence of a num-
ber of different acute grief experiences and reactions
post-loss in bereaved teenagers and the association of
these experiences with long-term grief resolution. While
some of them (e.g. numbing and postponing, concealed
grief, or being overwhelmed by grief) are known reactions
to loss and have been mentioned, in some form, in other
studies [26, 27, 29, 30, 54—56], this is, as far as we know,
the first study where teenagers were asked if they had
found a way to grieve that felt okay to them. These
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Table 3 Acute grief experiences and reactions, and the association with long-term unresolved grief
RATIOS ODDS RATIOS (ORs)  ODDS RATIOS ODDS RATIOS ODDS RATIOS
ADJUSTED FOR ADJUSTED FOR ADJUSTED FOR
BACKGROUND BACKGROUND BACKGROUND,
VARIABLES' AND FAMILY- FAMILY AND
RELATED HEALTH CARE-
VARIABLES? RELATED
VARIABLES®
N unresolved grief“/ OR (95% Cl) OR (95% Cl) OR (95% Cl) OR (95% Cl)

N grieving style (%)

DID NOT HAVE AN OKAY WAY TO GRIEVE

Entire group Agree

Entire group Disagree

Male participants Agree

Male participants Disagree

Female participants Agree

Female participants Disagree
NUMBING AND POSTPONING

Entire group Agree

Entire group Disagree

Male participants Agree

Male participants Disagree

Female participants Agree

Female participants Disagree

187/290 (64)
69/233 (30)
75/118 (64)
31/135 (23)
112/172 (65)
38/98 (39)

120/210 (57)
137/315 (43)
48/94 (51)

59/161 (37)
72/116 (62)
78/154 (51)

CONCEALED GRIEF (TO PROTECT MY LIVING PARENT)

Entire group Agree

Entire group Disagree

Male participants Agree

Male participants Disagree

Female participants Agree

Female participants Disagree
OVERWHELMED BY GRIEF

Entire group Agree

Entire group Disagree

Male participants Agree

Male participants Disagree

Female participants Agree

Female participants Disagree
DISCOURAGED FROM GRIEVING

Entire group Agree

Entire group Disagree

Male participants Agree

Male participants Disagree

Female participants Agree

Female participants Disagree
PRESSURED TO GRIEVE

Entire group Agree

Entire group Disagree

Male participants Agree

80/133 (60)
177/391 (45)
25/43 (58)
82/211 (39)
55/90 (61)
95/180 (53)

81/131 (62)
175/393 (45)
17/28 (61)
90/227 (40)
64/103 (62)
85/166 (51)

54/78 (69)
203/445 (46)
9/17 (53)
98/237 (41)
45/61 (74)
105/208 (50)

46/91 (51)
211/433 (49)
18/39 (46)

4.32 (2.99-6.28)
1.0 (ref)

5.85 (3.41-10.25)
1.0 (ref)

2.95 (1.77-4.96)
1.0 (ref)

1.73 (1.22-2.47)
1.0 (ref)

1.8 (1.08-3.03)
1.0 (ref)

1.59 (0.98-2.61)
1.0 (ref)

1.83 (1.23-2.73)

1.0 (ref)

2.19 (1.13-4.31)
1.0 (ref)

141 (0.84-237)
1.0 (ref)

2.02 (1.35-3.04)
1.0 (ref)

2.35 (1.06-5.40)
1.0 (ref)

1.56 (0.95-2.59)
1.0 (ref)

2.68 (1.62-4.56)
1.0 (ref)

1.60 (0.59-4.39)
1.0 (ref)

2.76 (1.49-5.32)
1.0 (ref)

1.08 (0.69-1.69)
1.0 (ref)
1.22 (061-2.43)

4.23 (2.91-6.22)
1.0 (ref)

6.23 (3.59-11.07)
1.0 (ref)

2.94 (1.75-4.98)
1.0 (ref)

1.68 (1.17-2.40)
1.0 (ref)

1.83 (1.09-3.09)
1.0 (ref)

1.51 (0.92-2.50)
1.0 (ref)

1.71 (1.14-2.60)

1.0 (ref)

2.27 (1.16-4.50)
1.0 (ref)

145 (0.86-247)
1.0 (ref)

1.85 (1.21-2.86)
1.0 (ref)

2.54 (1.13-5.94)
1.0 (ref)

1.59 (0.96-2.67)
1.0 (ref)

2.37 (1.41-4.08)
1.0 (ref)

1.67 (0.61-4.64)
1.0 (ref)

2.79 (1.50-5.41)
1.0 (ref)

1.07 (0.68-1.71)
1.0 (ref)
1.25 (062-2.51)

4.19 (2.88-6.16)
1.0 (ref)

6.64 (3.79-11.98)
1.0 (ref)

2.84 (1.68-4.85)
1.0 (ref)

1.66 (1.16-2.38)
1.0 (ref)

1.91 (1.13-3.25)
1.0 (ref)

1.58 (0.95-2.63)
1.0 (ref)

1.64 (1.08-2.53)
1.0 (ref)

2.55 (1.27-5.19)
1.0 (ref)

1.20 (0.69-2.09)
1.0 (ref)

1.81 (1.18-2.80)
1.0 (ref)

2.73 (1.20-6.45)
1.0 (ref)

1.53 (0.91-2.59)
1.0 (ref)

2.31 (1.37-3.99)
1.0 (ref)

1.75 (0.64-4.92)
1.0 (ref)

2.65 (1.41-5.19)
1.0 (ref)

1.04 (0.65-1.66)
1.0 (ref)
1.30 (0.64-2.62)

4.14 (2.77-6.23)
1.0 (ref)

6.72 (3.65-12.84)
1.0 (ref)

2.73 (1.54-4.89)
1.0 (ref)

1.57 (1.07-2.30)
1.0 (ref)

2.08 (1.16-3.79)
1.0 (ref)

143 (0.82-248)
1.0 (ref)

1.56 (1.00-2.45)
1.0 (ref)

3.41 (1.55-7.77)
1.0 (ref)

1.04 (0.57-1.88)
1.0 (ref)

1.88 (1.19-2.98)
1.0 (ref)

3.22 (1.29-8.34)
1.0 (ref)

1.64 (0.95-2.88)
1.0 (ref)

2.45 (1.42-4.32)
1.0 (ref)
2.1472 (0.72-6.54)
1.0 (ref)
2.74 (1.41-5.53)
1.0 (ref)

1.10 (0.67-1.80)
1.0 (ref)
1.76 (0.79-3.92)
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Table 3 Acute grief experiences and reactions, and the association with long-term unresolved grief (Continued)

RATIOS ODDS RATIOS (ORs)  ODDS RATIOS ODDS RATIOS ODDS RATIOS
ADJUSTED FOR ADJUSTED FOR ADJUSTED FOR
BACKGROUND BACKGROUND BACKGROUND,
VARIABLES' AND FAMILY- FAMILY AND
RELATED HEALTH CARE-
VARIABLES? RELATED
VARIABLES®
N unresolved grief‘/ OR (95% Cl) OR (95% Cl) OR (95% Cl) OR (95% Cl)
N grieving style (%)
Male participants Disagree 89/216 (41) 1.0 (ref) 1.0 (ref) 1.0 (ref) 1.0 (ref)
Female participants Agree 28/52 (54) 091 (0.50-1.68) 0.93 (0.50-1.73) 0.87 (047-1.64) 0.85 (0.44-1.68)
Female participants Disagree 122/217 (56) 1.0 (ref) 1.0 (ref) 1.0 (ref) 1.0 (ref)

Acute grief experiences and reactions: first 6 months post-loss. Long-term unresolved grief: 6-9 years post-loss. Agree: moderately agree and completely agree;
Disagree: do not agree and slightly agree

Variables retained after the logistic regression in the forward selection procedure, using the variables as predictors of unresolved grief, with selection being based
on likelihood ratio p-values and the entry criterion of P < 0.25: 'Odds ratio adjusted for background variables: gender (in the entire group, not used in the gender-
stratified data analysis), age at loss. 20dds ratio adjusted for family-related variables: worried about the surviving parent. *Odds ratio adjusted for health care-related
variables: the teenager’s perception of the health care professionals’ efforts to cure the parent; the teenager’s perception of the health care professionals’ efforts

to prolong the parent’s life; whether the family had been given end-of-life information about the disease, treatment and death by a physician; whether the
teenager had talked with their dying parent about what was important; awareness time at which the teenager realized that the parent would die from the
disease; awareness time at which the teenager realized that death was imminent (hours or days)

“Missing values for unresolved grief (not included in the analyses): n = 63; demographic variables: n = 89; family-related variables: n = 13; health care-related
variables: n = 115. Missing values are due to participants’ response of “I don’t know or remember” to selected variables. C/ Confidence interval. OR Odds ratio

thoughts were expressed by the bereaved teenagers
themselves in the preparatory interviews and therefore
included in the study-specific questionnaire.

Why so many of the parentally bereaved teenagers in
our study seem to have been struggling with finding a
way to grieve that felt okay to them during the acute be-
reavement phase is unclear to us. One possible explan-
ation could be linked to the quality of their relationship
with the surviving parent, where warmth and connection
as well as positive parenting skills have been shown to

benefit the children [2, 16, 25, 57-60]. Also, how the
surviving parent is coping with their own grief has been
shown to have an impact on their children’s grief reac-
tions and ability to cope with the loss [59, 61-64]. Can-
cer, as the cause of death, has been found to significantly
impact the risk of complicated grief among the bereaved
[65], and may also be an explanation. Another possible
explanation to consider, might be related to lack of ex-
perience and knowledge about common grief reactions
in young people. More knowledge about what to expect

100% W Male participants B Female participants
90%
80%
70%
65%
60%
50% 49%)
45%
40% 39% 37%
31%
30%
o
23% 21%
20% 18% 17%
12%.
10% I 7%
]
Did not have an Numbing and Concealed grief Overwhelmed Discouraged Pressured
okay way to grieve postponing (to protect the living parent) by grief from grieving to grieve
Fig. 1 Prevalence of the six acute grief experiences and reactions in the first 6 months post-loss
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80%

70%

60%

50%

40%

30%

20%

10% —

0%

W Male participants M Female participants

37%

Unresolved grief
at the time of the survey

Fig. 2 Prevalence of long-term grief resolution at the time of the survey (6-9 years post-loss)

52%

after the death of a parent has been requested by be-
reaved teenagers and their surviving parents [39-41] and
identified as helpful in their grieving process. It is also
possible that more support is required according to indi-
vidual needs after the death of a parent [66].

Numbing and postponing the grief was prevalent
among the participants of our study. Although coping
strategies that involve avoiding or suppressing emotions
have been linked to psychological problems in bereaved
children and teenagers and an open expression of grief
is encouraged [67], it has also been argued that numbing

and postponing grief can be an important part of their
way to handle the grief [67]. Teenagers’ developmental
stage can make them especially vulnerable to emotional
stressors [68] and they are often only capable of dealing
with the emotional pain for a short period of time
[33-35]. The Dual Process Model describes an oscilla-
tion which is viewed as a normal part of the grieving
process, allowing the person to move in and out of
intense grief, and thus enabling them to deal with the
loss in small doses at a time [31, 32]. We do not
know whether the reported numbing and postponing
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Table 4 Associations between possible predictive variables and having had an okay way to grieve in the first 6 months post-loss

N who had had an OR (95% Cl) of having had P-value’
okay way to grieve/ an okay way to grieve'
N of individuals in
the category (%)
Gender of participants 0.0020
Male 156/303 (51) 1.77 (1.23-2.54)
Female 109/310 (35) 1.0 (ref)
Family cohesion during the teenage years, until the loss 0.1459
Good (moderate, or very much cohesion) 254/563 (45) 1.86 (0.81-4.68)
Poor (no, or a little cohesion) 9/48 (19) 1.0 (ref)
Family cohesion during the first 6 months after the loss 0.0046
Good (moderate, or very much cohesion) 239/502 (48) 2.17 (1.27-3.84)
Poor (no, or a little cohesion) 23/109 (21) 1.0 (ref)
Worried about the surviving parent the first 6 months after 0.0817
the loss
No (no, or a little worry) 104/206 (50) 1.40 (0.96-2.05)
Yes (moderate, or very much worry) 161/407 (40) 1.0 (ref)
The teenager’s level of trust in the care provided to the 0.5463
dying parent in the final week of life
Trust (moderate, or very much trust) 218/485 (45) 1.19 (0.68-2.08)
Distrust (no, or a little trust) 34/103 (33) 1.0 (ref)
The teenager’s perception of the health care professionals’ 0.3045
efforts to cure their parent
Good efforts (moderate, or very much) 212/451 (47) 137 (0.75-2.54)
Poor efforts (no, or a little) 52/160 (32) 1.0 (ref)
The teenager’s perception of the health care professionals’ 0.6002
efforts to prolong the parent’s life
Good efforts (moderate, or very much) 211/459 (46) 0.84 (043-1.62)
Poor efforts (no, or a little) 53/152 (35) 1.0 (ref)
The teenager’s perception of the health care professionals’ 0.1760
efforts to prevent the parent’s suffering
Good efforts (moderate, or very much) 240/524 (46) 1.54 (0.82-2.94)
Poor efforts (no, or a little) 24/86 (28) 1.0 (ref)
The teenager had talked with their dying parent about 0.0015
what was important
Yes 118/225 (52) 2.00 (1.35-2.97)
No, but | didn't feel a need to 52/100 (52) 1.79 (1.08-2.97)

No, and | wish | had

92/280 (33)

1.0 (ref)

"Multivariable model of background, family and health care-related variables that were statistically significantly associated

(p < 0.05) in the bivariable analysis with having had an okay way to grieve

Missing values: 53 individuals were excluded because of missing values for any of the variables included in the model

ClI Confidence interval; OR Odds ratio

among our participants was part of oscillating coping
as described by the Dual Process Model, enabling
them to handle their emotional pain from the grief,
or whether they were putting their grief reactions on
hold for a longer period of time.

Out of the six different acute grief reactions and expe-
riences in our study, not having had an okay way to

grieve was the factor that had the strongest association
with long-term unresolved grief. A study of bereaved
adults [29] found that having negative interpretations of
one’s own grief reactions had a strong association with
bereavement distress and symptoms of traumatic grief,
even when those grief reactions are generally considered
to be part of a normal grieving process [29]. This
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highlights the importance of encouraging or supporting
bereaved teenagers to find a way of coming to terms
with their own grief reactions.

Further analysis, based on the gender of the partici-
pants, showed that the female participants had a higher
prevalence of all the different acute grief experiences
and reactions compared to the male participants, and
the female participants were more likely to report unre-
solved grief 6-9 years after the loss. In addition, we also
found different acute grief reactions to be associated
with unresolved grief in the cancer-bereaved male and
female participants. However, not having had an okay
way to grieve was found to be statistically significantly
associated with unresolved grief in both genders.

There could be many reasons behind the identified
gender differences. Although the literature on teenagers’
grief reactions is still limited, previous research has
shown differences in grief reactions between the genders,
where girls have been shown to report more persistent
grief responses than boys and to be more likely to have
prolonged grief disorder than boys [69]. It has also been
reported that both normative and problematic grief re-
sponses decline more slowly in girls than in boys [69].
Regardless of why these differences in experience be-
tween the genders occur, we could assume, based on our
findings, that there might be a need to approach teenage
boys and girls differently during the acute bereavement
phase.

Apart from the association between being male and
having had an okay way to grieve during the acute be-
reavement phase, we also found an association between
good family cohesion after the loss and having had an
okay way to grieve during the acute bereavement phase.
This is in line with previous research where family func-
tion, including family cohesion, was shown to impact
children’s way of coping with loss [2, 4] and where be-
reavement support, with focus on improving the family
function after the loss of a parent, was shown to be
beneficial for children and teenagers [69-71].

We also found that those who had talked with the
dying parent about what they perceived as important
were more likely to have had an okay way to grieve in
the acute post-loss phase. The vast majority of cancer-
bereaved teenagers want to be told about the ill parent’s
impending death [72] and being prepared for the loss of
a parent has been shown to be of importance for chil-
dren’s adjustments after the loss [41]. In families where
children are able to openly communicate about their
parent’s death, the children tend to adapt better in be-
reavement [73]. Children and teenagers have highlighted
the importance of having the opportunity to say goodbye
[39, 66, 74, 75] and those who were unable to have their
final talk with their dying parent have reported resent-
ment and sadness during their grief [76, 77]. However,

Page 11 of 15

for them to be able to have this opportunity, it is im-
portant for the health care personnel to communicate to
the family, including the teenage offspring, when the
death of a parent is near.

Strengths and limitations
This population-based survey was conducted with a
large sample, using study-specific questions based on
preparatory interviews with, and tested for face validity
in, the target group. It also included measurement of a
number of potential confounders. This, together with a
high response rate (73%) and the data collection method
(with self-reported data collected directly from the
former teenagers themselves, thus providing direct
insight into the grief experiences and reactions of our
target group) are the major strengths of our study.
Among the limitations, which should be considered
when interpreting our results, are that we have no know-
ledge about the possible impact that unknown con-
founders or the responses from non-participants could
have had on the results. That is, we do not know if those
who declined participation in the study had more or less
difficulties with grief than those who participated (i.e.
potential selection bias). Not using standardized grief-
measurements can be seen as a limitation. However, our
intention was to study the participants’ subjective grief
experiences and we believe using global single-item
questions, directly asking about the real-life phenomena
under investigation, can also be considered a strength.
The questions were well understood by all of the be-
reaved participants in the face-validity interviews in this
and other studies [50-52] and in this case it allowed us
to collect a comprehensive data on teenagers’ own sub-
jective experience when losing a parent to cancer.
Because of our study design, i.e. cross-sectional, we
cannot rule out the possibility of recall-induced bias and
that current grief resolution may have partly influenced
some participants’ self-assessment of past events and cir-
cumstances. However, for ethical and practical reasons,
collecting this data prospectively in a cohort study
design was not possible. Instead, we had to mimic a
longitudinal study design by anchoring the questions in
childhood, teenage years, pre and post loss and today (at
the time of the survey). In addition, we cannot know for
what length of time our participants experienced the re-
ported grief reactions and experiences, i.e. whether their
answers reflected the whole first 6 months post-loss or
whether the reactions occurred for a shorter part of that
time. It is also noteworthy that in our exploratory study
we found that 13% of the participants disagreed with all
six of the statements regarding grief experiences, indicat-
ing a need to further explore other possible grief experi-
ences and reactions that were not captured here.



Bylund-Grenklo et al. BMC Palliative Care (2021) 20:75

Also, the eligibility criteria limit the generalizability of
our findings to other groups such as teenagers from
single-parent households, newly arrived immigrants or
children outside the age range of this study.

Implications

To be able to adjust to life after loss, both teenagers and
their parents may benefit from knowledge of what to ex-
pect and the variety of grief reactions [39, 40]. The find-
ings from our study indicate that it is important not to
impose specific expectations on how the teenager’s grief
should or should not be expressed or dealt with. Rather,
we should try to gain a deeper understanding of how the
young person experiences their own reactions and if
they are okay with that or not. The findings that more
than half of the participants did not have a way to grieve
that felt okay to them during the acute bereavement
phase and that many of them felt the need to suppress
or conceal their grief to protect others, highlight the im-
portance of attending to the needs of bereaved teenagers
and encouraging them to find a way to grieve that feels
okay to them. Further research probing deeper into what
constitutes an okay way to grieve and what does not
would be useful.

Regarding clinical implications, pre-loss communica-
tion between health care professionals and the family
might facilitate the possibility to say goodbye. Health
care professionals should be aware of the impact of good
family cohesion and communication [37, 40, 41, 78] and
facilitate it when a parent is seriously ill or dying, as this
may potentially prevent long-term unresolved grief in
bereaved youth. This could e.g. mean providing informa-
tion about various grief reactions, screening for families
and teenagers at risk for complicated grief and provide
support as needed, such as through the Family bereave-
ment program [69] or its Swedish adaptation; The Grief
and Communication Family Support Intervention [79].
Apart from the role health care professionals can have in
bereavement support it is also important to take more of
a public health approach [80, 81]. Public awareness
about the impact of social support, not only from the
family but also from e.g. school professionals and peers
[82, 83] may improve the wellbeing of bereaved youth.

Conclusion

More than half of the parentally bereaved participants
had not found a way to grieve that felt okay to them
during the acute bereavement phase. This, as well as
several of the acute grief experiences and reactions
measured, was associated with unresolved long-term
grief. Having had an okay way to grieve in the immediate
post-loss phase was predicted by male gender, good
family cohesion and having had a last conversation with
the dying parent. Pre- and post-loss communication
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between health care professionals and the family, includ-
ing the teenage children, about the imminent death, and
about common acute grief experiences and reactions,
normalizing the sometimes abysmal emotions that may
be experienced, could facilitate coping with grief in the
acute phase of bereavement, thus possibly reducing the
risk of unresolved long-term grief.
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Supplementary Table. Associations between background, and family and health care-
related variables and having had an okay way to grieve in the first 6 months post-loss

N of having had OR (95% Cl) of P-value!
an okay way to having had an
grieve/N of okay way to
individuals in the  grieve!
category (%)
BACKGROUND VARIABLES
Gender of participants <0.0001
Male 156/303 (51) 1.96 (1.42-2.71)
Female 109/310 (35) 1.0 (ref)
Birth year of the participant 0.8966
1984-1985 53/120 (44) 1.02 (0.65-1.60)
1986-1987 119/283 (42) 0.93 (0.65-1.34)
1988-1990 91/208 (44) 1.0 (ref)
Year of loss 0.5566
2000 73/163 (45) 0.97 (0.63-1.50)
2001 63/141 (45) 0.97 (0.62-1.52)
2002 51/134 (38) 0.74(0.46-1.17)
2003 75/165 (45) 1.0 (ref)
Age at loss 0.3005
13 50/120 (42) 1.0 (ref)
14 66/157 (42) 1.02 (0.63-1.65)
15 82/166 (49) 1.37 (0.85-2.20)
16 62/157 (39) 0.91 (0.56-1.48)
Birth order 0.8996
Oldest child 64/143 (45) 1.0 (ref)
Middle child 64/143 (45) 1(0.63-1.59)
Youngest child 125/300 (42) 0.88 (0.59-1.32)
Only child 12/27 (44) 0.99 (0.42-2.26)
Gender of the dead parent 0.2582
Male 150/331 (45) 1.20(0.87-1.66)
Female 115/282 (41) 1.0 (ref)
Birth year of the dead parent 0.6021
19601969 33/79 (42) 1.0 (ref)
1955-1959 69/173 (40) 0.92 (0.54-1.59)
1950-1954 74/158 (47) 1.2 (0.71-2.13)
1949 or before 78/174 (45) 1.13 (0.66-1.95)
Birth year of the living parent 0.4758
1960-1969 42/104 (40) 1.0 (ref)
1955-1959 81/188 (43) 1.12 (0.69-1.82)
1950-1954 81/195 (42) 1.05 (0.65-1.71)
1949 or before 52/104 (50) 1.48 (0.85-2.56)
Education level of the living parent 0.8998
Middle school 47/113 (42) 1.0 (ref)
High school 108/247 (44) 1.09 (0.70-1.72)
College/university 94/224 (42) 1.02 (0.64-1.61)
Education level of the dead parent 0.3735
Middle school 53/112 (47) 1.0 (ref)
High school 06/235 (45) 0.91 (0.58-1.44)
College/university 94/234 (40) 0.75(0.47-1.18)




Supplementary table continued

N of having had OR (95% CI) of P-value?!
an okay way to having had an
grieve/N of okay way to
individuals in the  grieve!
category (%)
FAMILY-RELATED VARIABLES
Family cohesion during the years, until the loss 0.0002
Good (moderate, or very much cohesion) 254/563 (45) 3.56 (1.77-7.97)
Poor (no, or a little cohesion) 9/48 (19) 1.0 (ref)
Family cohesion during the 6 months after the loss <0.0001
Good (moderate, or very much cohesion) 239/502 (48) 3.40(2.11-5.67)
Poor (no, or a little cohesion) 23/109 (21) 1.0 (ref)
Worried about the surviving parent, 0.01
first 6 months after the loss
No (no, or a little worry) 104/206 (50) 1.56(1.11-2.19)
Yes (moderate, or very much worry) 161/407 (40) 1.0 (ref)
HEALTH CARE-RELATED VARIABLES
Cancer type 0.9923
Central nervous system 26/66 (39) 1.0 (ref)
Breast, gynaecological 49/116 (42) 1.13(0.61-2.10)
Gastro-intestinal 57/127 (45) 1.25(0.69-2.31)
Urinary tract, prostate 13/29 (45) 1.25(0.51-3.03)
Skin, sarcoma 17/43 (40) 1.01 (0.45-2.20)
Haematological 18/39 (46) 1.32(0.59-2.94)
Lung, head and neck, thyroid 36/85 (42) 1.13(0.59-2.19)
Unknown primary 4/12 (33) 0.77 (0.19-2.71)
Don’t know, don’t remember 26/58 (45) 1.25(0.61-2.57)
Disease recurrence 0.5306
Several times 14/39 (36) 1.0 (ref)
Once 91/217 (42) 1.29 (0.64-2.68)
No 156/350 (45) 1.44 (0.73-2.92)
The teenager’s level of trust in the care provided to the 0.0246
dying parent in the final week of life
Trust (moderate, or very much trust) 218/485 (45) 1.66 (1.07-2.62)
Distrust (no, or a little trust) 34/103 (33) 1.0 (ref)
The teenager’s perception of whether mistakes had been 0.26
made in the parent’s care
No 173/384 (45) 1.21(0.87-1.70)
Yes 90/223 (40) 1.0 (ref)
The teenager’s perception of the health care professionals’
efforts to cure the parent 0.0013
Good efforts (moderate, or very much) 212/451 (47) 1.84(1.27-2.71)
Poor efforts (no, or a little) 52/160 (32) 1.0 (ref)
The teenager’s perception of the health care professionals’
efforts to prolong the parent’s life 0.0159
Good efforts (moderate, or very much) 211/459 (46) 1.59 (1.09-2.34)
Poor efforts (no, or a little) 53/152 (35) 1.0 (ref)
The teenager’s perception of the health care professionals’ 0.0015

efforts to prevent suffering
Good efforts (moderate, or very much)

Poor efforts (no, or a little)

240/524 (46)
24/86 (28)

2.18 (1.34-3.67)
1.0 (ref)




Supplementary table continued

N of having had OR (95% ClI) of P-value!
an okay way to having had an
grieve/N of okay way to
individuals in the  grieve!
category (%)
Were the family given end-of-life information about the 01322
disease, treatment and death by a physician
Yes, before, or yes, both before and after the loss 138/292 (47) 1.55(0.91-2.67)
Yes, after the loss 13/25 (52) 1.88 (0.75-4.77)
Don’t know, don’t remember 87/223 (39) 1.12 (0.64-1.94)
No 26/71(37) 1.0 (ref)
The teenager had talked with the dying parent about what
was important <0.0001
Yes 118/225 (52) 2.25(1.57-3.24)
No, but I didn’t feel a need to 52/100 (52) 2.21(1.39-3.53)
No, and | wish | had 92/280 (33) 1.0 (ref)
The teenager had the opportunity to say farewell to the 0.0975
deceased parent
Yes, on several occasions 16/39 (41) 1.14 (0.48-2.68)
Yes, at the place of death 193/457 (42) 1.20(0.66-2.21)
Yes, at another place 36/62 (58) 2.26 (1.06—4.90)
No 19/50 (38) 1.0 (ref)
The teenager’s perception of the seriousness of the 0.3248
situation 3 days before the loss
Already very serious and the end was near 152/356 (43) 0.59 (0.25-1.32)
Serious, incurable disease, but the end was not near 52/112 (46) 0.68 (0.28-1.63)
Serious, but treatment would probably cure the parent 42/111 (38) 0.48 (0.20-1.15)
Not so serious, treatment would cure the parent 14/25 (56) 1.0 (ref)
The teenager’s location at the time of loss 0.757
With the dying parent 79/189 (42) 0.90 (0.62-1.3)
In a room or corridor next to the dying parent’s room 37/92 (40) 0.84 (0.52-1.35)
On their way to the dying parent 20/41 (49) 1.19 (0.62-2.30)
In school or some other place 128/288 (44) 1.0 (ref)
Awareness time at which the teenager realized that the 0.2208
parent’s disease was incurable
At the time of death 42/102 (41) 0.92 (0.58-1.45)
Hours — days before the death 61/154 (40) 0.86 (0.58-1.28)
Weeks — months before the death 125/289 (43) 1.0 (ref)
6 months or longer before the death 36/66 (55) 1.57(0.92-2.71)
Awareness time at which the teenager realized that the 0.0917
parent would die from the disease
At the time of death 51/123 (41) 0.84 (0.54-1.29)
Hours — days before the death 73/193 (38) 0.72 (0.49-1.05)
Weeks — months before the death 111/242 (46) 1.0 (ref)
6 months or longer before the death 28/50 (56) 1.50 (0.82-2.80)
Awareness time at which the teenager realized that death 0.3953

was imminent (hours or days)
At the time of death, or never
Hours to 2 days before the death
3 days or longer before the death

77/191 (40)
126/293 (43)
61/127 (48)

1.0 (ref)
1.13 (0.77-1.62)
1.37 (0.87-2.15)

1Associations between having had an okay way to grieve and various background, family or health care-related variables,

assessed with bivariable logistic regression.
Cl = confidence interval; OR = odds ratio.
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Abstract

Background: Even when palliative care is an integrated part of the healthcare system, the quality is still substandard
for many patients and often initiated too late. There is a lack of structured guidelines for identifying and caring for
patients; in particular for those with early palliative care needs. A care guide can act as a compass for best practice and
support the care of patients throughout their palliative trajectory. Such a guide should both meet the needs of health
care professionals and patients and families, facilitating discussion around end-of-life decision-making and enabling
them to plan for the remaining time in life. The aim of this article is to describe the development and pilot testing of a
novel Swedish palliative care guide.

Methods: The Swedish Palliative Care Guide (S-PCG) was developed according to the Medical Research Council
framework and based on national and international guidelines for good palliative care. An interdisciplinary national
advisory committee of over 90 health care professionals together with patient, family and public representatives were
engaged in the process. The feasibility was tested in three pilot studies in different care settings.

Results: After extensive multi-unit and interprofessional testing and evaluation, the S-PCG contains three parts that
can be used independently to identify, assess, address, follow up, and document the individual symptoms and care-
needs throughout the whole palliative care trajectory. The S-PCG can provide a comprehensive overview and shared
understanding of the patients'needs and possibilities for ensuring optimal quality of life, the family included.

Conclusions: Based on broad professional cooperation, patients and family participation and clinical testing, the
S-PCG provides unique interprofessional guidance for assessment and holistic care of patients with palliative care
needs, promotes support to the family, and when properly used supports high-quality personalised palliative care
throughout the palliative trajectory. Future steps for the S-PCG, entails scientific evaluation of the clinical impact and
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effect of S-PCG in different care settings — including implementation, patient and family outcomes, and experiences

of patient, family and personnel.

Keywords: Quality improvement, Clinical practice guidelines, Decision support, Palliative care, Dying, Clinical
pathway, Patient-centred care, Personalised care, Early identification, Early Palliative Care

Background

For many patients with terminal illness, access to and
quality of palliative care is substandard and random [1-
3]. This leads to unnecessary suffering for patients and
families left without adequate interventions and support.
Evidence-based palliative care as well as patient involve-
ment in decisions and the caring process are promoted
by international [4—8] and Swedish national recommen-
dations and the Swedish law [9, 10]. One of the major
challenges for improved palliative care is the operation-
alization of such recommendations [11, 12]. It is well
known that in spite of the general and legal aims for evi-
dence-based care, it is a challenge to transform evidence-
based guidelines, whether national, regional or local,
into clinical practice [11, 13-16]. In order to improve the
outcome of care for patients and families there is a need
to change the behaviour among health care workers [17,
18]. The most common approach is education aimed at
augmenting knowledge, attitudes and skills. Interven-
tions that are most likely to attain behavioural change
in health care often combines: restructuring of practice,
altering of norms and attitudes (e.g. through education),
together with external audits and feedback [19] and
sensemaking [20].

Several tools have been developed to support the pro-
cess of screening for palliative care needs and to guide the
team to take necessary action [21-25]. The tools include
overarching guidance for future care planning based on a
number of prompts supporting a comprehensive assess-
ment and care involving patient, family and team mem-
bers. Clinical guidelines and pathways have also been
designed to help health care professionals make relevant
decisions and guide best-practice care [11, 19, 21, 26, 27].
One example from end-of-life care is the Liverpool Care
Pathway (LCP) [28], which has been embraced as a useful
guide for the care of the dying patient but also encoun-
tered strong critique [15, 29-32].

An unmet demand for early identification of palliative
care needs is evident, but finding the patient with pal-
liative care needs, and systematically assess and address
such needs, is a challenge for professionals in most health
care settings [33—38]. This calls for a systematic approach
even for those working in specialized palliative care.
The Swedish health care professionals working with pal-
liative care at the end-of-life have called for a more sup-
portive structured around care for patients earlier on in

the palliative trajectory. A more proactive approach to
palliative care is also encouraged by the World Health
Organization [39], and several initiatives, including new
development of clinical guides to promote care of the
dying, have already moved in this direction [5, 25, 40—
43]. Early integration of palliative care competency and
early identification of patient needs have been shown to
be effective in reducing suffering, increasing quality of
life, and even prolonging survival [44-47].

With the ambition to meet the challenges of trans-
forming knowledge into clinical palliative care practice
we have developed a guide, named “The Swedish Pallia-
tive Care Guide” (S-PCQG), to inform best practice and to
meet the palliative care needs of patients and families
throughout the palliative trajectory. The guide aims to
provide support for a timely initiation of evidence-based
personalised palliative care and is designed to meet palli-
ative care needs on an individual basis. The guide should
support that the quality of care is adequate for every
adult patient and family with palliative care needs regard-
less of diagnosis or place of care (at home, or in a residen-
tial care home, hospice, or hospitals) and cover the whole
palliative care trajectory. Throughout the development of
the guide, it has been in the forefront to support integra-
tion of the principles of good palliative care into clinical
practice rather than just provide strict instructions for
implementation.

Our purpose in developing the S-PCG was to provide
support to any given interdisciplinary team at a health
care facility, helping them to provide the best possible
personalised palliative care. The S-PCG aim is to help
identify patients, assess palliative care needs, give deci-
sion support and help choose relevant care interventions,
in order to enhance the greatest possible well-being of
patients with limited time left in life. The aim of this arti-
cle is to describe the comprehensive development pro-
cess and the resulting “product” of the S-PCG.

Method and process of development

Study design

The work of compiling and testing the guide was car-
ried out in 2013-2016. We used the Medical Research
Council (MRC) framework to provide a robust structure
for the process [48]. This article describes the phases of
developing as well as feasibility and piloting. The study
followed the ethical guidelines stated in the Declaration
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of Helsinki [49] and was performed in accordance to the
Swedish laws and the local and national ethical review
authority considerations concerning quality improve-
ments and clinical audit within the health care.

Developing

Reviewing the current standards for palliative care

and defining the need for guidance

A steering committee oversaw the project, provided
strategy and performed stakeholder analysis. A project
group modelled the new care guide and led the testing of
it. A national interdisciplinary advisory committee was
established to review the content of the S-PCG. In order
to cover the full range of the palliative care team and rep-
resent the different fields of health care, it included 95
health care professionals, researchers and others relevant
for patients with palliative care needs. (Supplementary
table A).

The S-PCG was designed based on current national
and international evidence as described in regulatory
documents issued by health care authorities, specifically
the 2013 National Guidelines for Good Palliative Care
at the End of Life [9], the 2012-2014 National Program
for Palliative Care [50], together with quality indicators
in the Swedish Palliative Registry and other relevant

national indicators [51, 52]. The sections in the S-PCG on
care for the dying person and care of the deceased person
were inspired by the Liverpool Care Pathway (LCP) [28]
and included the key principles and core elements from
the 10/40 model set up by the International Collaborative
for the Best Care of the Dying Person [53, 54]. The 10/40
model includes description of the ten principles together
with the 40 core elements, used as quality indicators for
good palliative and demonstrate good palliative care [54].

To evaluate the current standards of care and the needs
for improvements, clinical field observations were per-
formed at different units caring for patients with pal-
liative care needs, as well as patient records audits. An
overview of S-PCGs development process is shown in
Fig. 1.

Modelling a new palliative care guide
The S-PCG was designed to include five different
elements:

a. Guidance on how to identify the patient that may
have palliative care needs.

b. A systematic approach for a comprehensive assess-
ment of palliative care needs including recommenda-
tions for specific validated assessment tools to iden-
tify specific symptoms, problems and needs.
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c. Guidance to negotiate goals of care, care planning
and care coordination.

d. Symptom and needs-oriented care plans to give con-
crete, evidence- and experience-based suggestions
for personalised evidence-based care activities.

e. Guidance for taking care of the deceased and
bereavement support.

The first test-version of the S-PCG was drafted by the
project group in 2013, initially consisting of four parts
covering the palliative trajectory (Fig. 2).

Patient, family and public involvement

Patient-, family- and public representatives were assigned
to the project, to critically review the S-PCG and pro-
vide written as well as oral feedback to each version of
the S-PCG, during recurrent meetings. Also, to co-create
an S-PCG patient information brochure that was pro-
duced. To gain more insight into the priorities and wishes
of patients and their family, semi-structured interviews
were performed with a total of 11 patients and fam-
ily members, used to shape the content of the S-PCG.
Focus-groups interviews were also performed with rep-
resentatives from two senior organisations. A total of 300

Table 1 Number of patients participating, and S-PCG documents tested in pilot tests | - Il

Clinical Number of Number of Number of S-PCG documents tested
Test care units Patients
Part 1 Part 2 Part 2 Part 3 Part3 Part 4 Total
care plan care plan

Pilot test | 7 28 6 Ihl - 16 16 13 62
Pilot test Il 6 22 13 1 1 6 9° o 30
Pilot test Il 34 250 16 62 46 148 144 148 564
Total number 40° 300 35 74 47 170 169 161 656

2 Seven of the care units participated in more than one pilot test

b More patients were enrolled into the care plan for Part 3 than into the decision support of Part 3 itself

“The test units at the hospital had a well-functioning care plan for after the death in their digital hospital records, that prior to the start of the test had been revised to

ensure that all of the content from S-PCG part 4 was included
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patients were involved during the feasibility testing of the
S-PCG.

Feasibility and pilot testing

In agreement with the MRC framework and as recom-
mended by the Ten Step Implementation Model from
the International Collaborative for the Best Care of the
Dying Person [54], pilot tests were performed to test
the feasibility and usefulness of the newly designed
S-PCG. The S-PCG was tested in a total of three pilot
tests to ensure that it was feasible to use in broad clini-
cal settings. Since the S-PCG is aimed towards patients
with palliative care needs throughout the palliative tra-
jectory, irrespective of diagnosis or the place of care,
the only recruitment criteria for the care units were
that they were based within the Swedish health care
setting and serving adult patients that had or might
have palliative care needs. The number of care units,
patients and S-PCG documents used in the pilot tests
are outlined in Table 1. The number of pilot tests were
not pre-decided but constantly evaluated throughout
the process. The need for further pilot-testing of the
S-PCG was evaluated by the project group and the
steering committee after each pilot test.

After each Pilot test period the experiences of staff
were evaluated via focus groups interviews, written feed-
back and review of the documentation in the S-PCG used
during each test-period. Feedback was also collected
from other health care professionals, patients- and pub-
lic representatives as well as the national interdisciplinary
advisory committee who reviewed the content of the
S-PCG parallel to the feasibility testing. An example of
the items checked during the evaluation can be seen in
Supplementary table B.

The collected feedback, from each pilot period, was
then gathered in a large matrix. A thematic analysis
inspired by Braun and Clarke [55, 56] was used and the
feedback categorized based on: The relevance of the con-
tent; usability/user-friendliness; if anything was missing;
or redundant; and other comments such as teamwork,
implementation needs and patient involvement. The
results of the feedback were then thoroughly discussed in
the project group and the steering committee and used to
improve the next test-version of the S-PCG (Fig. 1).

Pilot test |

For the first feasibility study, units from different health
care services were recruited, including five nursing
homes (one of which specialized in dementia care), a spe-
cialized palliative home care service, and a general home
care service. The selection of care units for Pilot test I,
was based on their own initiative, i.e. they contacted us
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for quality improvement support and showed interest in
testing the care plan that was under development.

Prior to initiation of the feasibility study, the personnel
(n=166) underwent two days of training and the S-PCG
documents together with written tutorial were handed
out. The study ran for four consecutive months (May-
August 2014).

During the study, 28 patients received care according to
the S-PCG. As their diseases progressed, the majority of
patients required care according to more than one part
of the S-PCG, and thus in total over 60 documents from
S-PCG Part 1-4 were used in Pilot test I (Table 1).

In addition to the patient and public representatives
and the interdisciplinary advisory committee, nurses
(n=11) from different specialist care units (i.e. surgery,
nephrology, cardiology, haematology, pulmonology
and home-based palliative care) also critically reviewed
S-PCG Part 2 documents, including the care plan. This
was due to the novelty of recommending interventions
specifically for patients early in the palliative trajectory.

The collected feedback from Pilot test I was compiled,
analysed, condensed and then categorised in relation
to; the content itself, the usability, functionality and the
relevance, and evaluated by the project group. The first
test version of S-PCG was considered to be relevant and
gave clear and structured support throughout the pallia-
tive care trajectory. Apart from comments about the lay-
out and wording, the users requested some adjustments
aimed for the care of the elderly. They also raised ques-
tions about what was needed for a successful implemen-
tation of the S-PCG in the team, such as information and
knowledge. The most significant updates after Pilot test
I included: adaption to better meet the needs of elderly
patients with multiple chronic diseases, enhanced focus
on the wishes and priorities of the patient, and adaptions
to facilitate the working procedures of the team. The
updated version of the S-PCG was denoted test-version
2 (Fig. 1).

Pilot test Il

Since Pilot test I only included care units from munici-
palities and specialized palliative care there was a need
to include units from hospital care in Pilot test II. There-
fore, the S-PCG test-version 2 was subsequently tested at
a nephrology department at a central hospital and five
associated dialysis units in surrounding local hospitals.
These units had all taken the initiative to contact us and
volunteered to participate in the testing of the care plan.
Prior to initiation of Pilot test II, a training session was
arranged with the personnel (n=90), and an instruction
manual was handed out. A designated contact person
from each unit received additional training in order to be
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able to provide on-site support. Pilot test II ran for three
consecutive months (December 2014-February 2015),
after which the experiences of the staff were evaluated as
described above. During the second pilot test, 22 patients
received care according to the S-PCG (Table 1), with a
total of 30 S-PCG documents being used.

In addition to the review from the interdisciplinary
advisory committee and the patient and public represent-
atives, semi-structured interviews with patients and next
of kin and focus group discussions with representatives
from senior organisations were carried out. The patients,
their next of kin and the senior public representatives
generally considered the S-PCG to be a clear and profes-
sional support for the staff, highlighting important issues,
and placing their needs in focus.

Additional comments were collected from other pro-
fessions, that had been underrepresented during the
evaluation but highly relevant to the development of the
S-PCG. This included assistant nurses, dieticians, occu-
pational- and physiotherapists, municipality care-man-
agers, spiritual representatives, and delegates from the
Swedish Registry of Palliative Care.

Furthermore, a content validity test was performed
together with five care units that had not participated in
Pilot test I or II: two specialized palliative care-unit, one
oncology unit at a hospital, and two geriatric nursing
homes. Each unit used the S-PCG for a minimum of 10
patients before giving feedback.

All the collected input from Pilot test II together with
the content validity test, was compiled and categorized as
described before, and used to further develop the S-PCG
into test-version 3 (Fig. 1). The feedback from the content
validity test was very similar to the feedback from Pilot
test II. The results showed that the S-PCG was, for the
most parts, easy to understand and fill in — although
some found it minorly confusing. Comments were made
on a lack of clarity in the layout and in determining when
to use the different parts of the material. The S-PCG was
considered very comprehensive but at the same time eve-
rything was considered relevant. All units whished for
the S-PCG to be made available in digital form, within
their own patient records system. The most significant
updates made to the S-PCG after Pilot test II were layout
adjustments to give a clearer overall overview of patient
needs; adaption to better facilitate cooperation between
different users; and the addition of the S-PCG logotype.
Further adjustments were also made to the user-manual,
clarifying how to use the different parts of the S-PCG.

Pilot test Il
The S-PCG test-version 3 was tested between Octo-
ber and December 2015. To ensure variation and broad
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testing of the S-PCG, Pilot test III included 34 care units
in various settings within specialized palliative care,
municipalities and hospitals.

As before, a training program was provided to the
personnel (n==89), particularly to the new units (n=27
units), concerning the structure, content and usage of
the S-PCG. Furthermore, selected representatives from
the units got in-depth training and were given the task
to support the implementation and evaluation processes
on site. During Pilot test III, 250 patients received care
according to the S-PCG with a total of 564 S-PCG docu-
ments being used (Table 1).

The evaluation of Pilot test III followed the previous
described structure. The results highlighted the impor-
tance of education, of the managers’ involvement and the
need of cooperation and communication, between differ-
ent professions and different healthcare providers. The
content of the S-PCG test-version 3 was considered useful
for the care of an enlarged number of patients, increased
the opportunity to discuss the patient’s problems in real
time and became a support for the staff’s shared overall
view of patient needs and facilitated the planning of the
care. However, the content was also perceived as lengthy
and, layout was in various need of simplification. Com-
ments, also reflected an overall expressed preference
for a digital format. Also, as the focus was more on care
needs rather than prognosis, users experienced diffi-
culty in differentiating between early and late phase, i.e.
between S-PCG part 2 and 3 (see Fig. 2). Furthermore,
unnecessary re-documentation of the same information
was also experienced, if shortly after initiation of S-PCG
part 2, the patient was identified as dying and needed
care according to part 3.

To address this, one of the most substantial changes
after the evaluation during Pilot test III was merging
parts 2 and 3. A circular table of contents was added at
the front of each of the three parts to facilitate and clarify
that the use of the S-PCG is always based on the patient
needs, and specification of support for the children as
next-of-kin was moved to an appendix. Due to the exten-
sive number of different digital medical records systems
in Sweden it was decided not to provide S-PCG as a
digital medical record at this stage of development, but
rather encourage thorough imbedding of the S-PCG into
the existing medical records already in use.

Supplementary table C gives an example of the gen-
eral feedback provided during Pilot test III, together with
some of the main changes made to the S-PCG.

Results

This article outlines the development of a novel Swedish
palliative care guide (S-PCG) intending to improve the
end of life care for adult patients irrespective of diagnosis.
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The extensive and expansive stepwise multi-unit and
interprofessional testing and evaluation procedures
resulted in S-PCG Version 1.0, which was launched in
September 2016. It consists of three parts and includes,
in total, six documents (Fig. 3). The S-PCG version 1.0
was reviewed and assessed by the International Collabo-
rative for the Best Care of the Dying Person, which stated
that the S-PCG was an excellent care plan, detailed and
comprehensive. It was approved by the International Col-
laborative to be congruent with the principles and core
elements for the best care for the dying person [54].

The S-PCG was designed to give support and struc-
ture to health care professionals when meeting adult
patients with potential palliative care needs, irrespective
of diagnosis. The S-PCG can be initiated at any stage of
the palliative trajectory by choosing the relevant part that
is best suited to meet the current needs of the patient. It
provides a structure to identify the patients’ status and
needs through assessing symptoms, function, social situ-
ation as well as to highlight the importance of capturing
the patient priorities and wishes. We promote the use of
validated assessment instruments such as the Integrated
Palliative Outcome Scale (IPOS) [57, 58], Edmonton
Symptoms Assessment Scale (ESAS) [59] and the Abbey
Pain Scale [60] within the S-PCG. By capturing the indi-
vidual care-needs, the S-PCG can help create an overall
picture and shared understanding of the needs and pos-
sibilities beneficial for each patient’s quality of life and of
his next of kin. Table 2 gives an overview of the main top-
ics and sections that are included in the S-PCG.

Table 2. Overview of the key topics and sections in the
S-PCG, with examples of issues/tools included in the
care guide.

The different parts of S-PCG

S-PCG Part 1 is a two-page concise tool that provides
simplified support for the identification of the patients’
palliative care needs and initiate care planning. It can
be used wherever patients with palliative care needs are
encountered, for example in general practice, nursing
homes and in- and outpatient hospital care. It can be
used during consultations or as an assessment tool for
multi-professional team rounds.

S-PCG Part 2 is an in-depth assessment of the same
topics as in the Part 1, and is intended to support the
provision of care for patients with palliative care needs
regardless of time left in life. Part 2 consists of a guide-
line for initiating palliative care, assessment tools, and an
associated care plan for recommended interventions for
common symptoms and problems, which can be indi-
vidually initiated according to the identified care needs of
the patient. It focuses on defining common goals for care,
and may support decisions and palliative care in the time
range of months or up to a year left in life. Part 2 also has
an appendix regarding children as next of kin.

S-PCG Part 2P can be initiated when a patient is
assessed as likely dying. Part 2P adds on to Part 2, but
focuses on the issues and symptoms that are frequent
in the last few days of life. It includes guidance to recog-
nise the dying phase in and hence initiate discussions on
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Table 2 Overview of S-PCGs key topics, sections and example of the issues included in the S-PCG

Key topic

Section/item

Example of issues or tools

SYMPTOM AND STATUS

COMMUNICATION/ DECISIONS

Symptoms and status

Communication skills
Function in daily life
End-of-life conversation

Medical decisions
Information

Understanding

Assessment of symptoms and status with validated tools such as IPOS?, Abbey Pain
scale or ESAS

The patient’s ability to communicate or need for assistance (e.g. interpreter)
Assessment of level of function (ECOG®) and activities of daily living (ADL)

Regarding prognosis and focus of care; Treatment interventions and life-sustaining
treatments preferences

Regarding current medical interventions, treatments and DNR; Prescription for antici-
patory medication

Practical information for the patient and/or the family (e.g. brochures, available benefits,
support groups)

Insight about current prognosis and focus of care
What is important right now; Spiritual and cultural needs; Involvement in care and

Family members distress/worries; Involvement in care; and Need for support
Minor children in the family and assessment of their need for information and support

Contact information and need for referral (e.g. to specialized palliative care, dietician,
religious/spiritual leader)

Individual care interventions together with suggestions of possible interventions for
each symptom/condition

Plan for new assessment of palliative care needs; Consent to share information with
other care providers

Signs that the patient might be dying (e.g. the patient is bedridden; deteriorating level
of consciousness)

Recognition by the physician that the patient may be entering the last days of life

Special requests and needs of the patient and/or family before and/or after the death
(e.g. rituals, symbols)

Continuous assessment of symptoms and status, and care interventions during the last

PREFERENCES Wishes and priorities
treatment
SOCIAL CONTEXT Family®
Children
PLANNING Coordination of care
Care interventions
Reassessment and consent
LAST DAYS OF LIFE Signs of dying
Recognition of dying
Special requests/needs
Care of the dying
days of life
AFTER THE DEATH Care of the deceased

Bereavement support

Practical, spiritual and cultural procedures and routines after death
Information to the family (e.g. about practical issues, grief and support groups) and

bereavement support

2|POS = Integrated Palliative care Outcome Scale (58%). "ESAS = The Edmonton Symptom Assessment System (59%). ECOG = The Eastern Cooperative Oncology

Group performance status

9 DNR = Do-not-resuscitate order. “The concept family is used here in its broadest sense and includes all persons of significan e to the patient. * Refers to the

reference-number in the reference list

shifting the goals of care in the awareness of a most likely
soon approaching death. Dying patients require frequent
attention and symptom assessment, which is now thor-
oughly supported, including frequent reassessment in the
care plan of Part 2P.

S-PCG Part 3 comprises a clear and condensed guide
and thorough plan for care after death, in accordance
with Swedish national care standards [50, 61, 62]. It sup-
ports relevant routines after a patient has died, including
recommendations on how to care for the deceased per-
son and promotes bereavement support for the family,
including children in the family.

Implementation and dissemination of the S-PCG

The development of the S-PCG started as a local ini-
tiative based on national recommendations. It has been
well received by regional and national palliative care

authorities and organisations and has been given support
by the Swedish National Board of Health and Welfare. It
is now included in the Swedish National Palliative Care
Guidelines [63].

Lessons were learned from the Liverpool Care Path-
way (LCP) [28] which was phased out in 2014 as a
consequence of a critical governmental report entitled
“More Care, Less Pathway” [64]. This statement and
the possible risk that guidelines develop into check-
lists, supported our effort in operationalizing not only
knowledge but also the palliative care approach into the
novel care guide.

To facilitate a robust implementation, all parts of the
S-PCG, information and support materials are openly
available at the website of The Institute for Palliative
Care [65]. The documents for clinical use are accessible
after registration. The managers of the registered units
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are responsible for the local application of the S-PCG
including securing staff training and quality monitoring.
Regular follow-up of results from the Swedish Registry of
Palliative Care as well as audits of patient records are rec-
ommended. An audit tool has been designed to assist this
procedure.

Brochures and instructional films of the S-PCG have
been made available online [65]. An educational program
has been developed for units aiming to implement the
S-PCG and, to make it accessible to more users, an online
S-PCG educational program is under development.
Theme days/workshops for registered S-PCG units,
aimed for education, inspiration and networking have
also been arranged and the S-PCG has been presented at
several conferences both in Sweden and internationally.

The S-PCG has been well received by the health care
personal and at the beginning of the year 2021 a total of
305 care units were registered as S-PCG users in Sweden.
Some regions have made the use of S-PCG compulsory
within their district. The S-PCG has now been incor-
porated within several digital patient record systems in
Sweden and research programs evaluating the clinical
impact and effect of S-PCG in different care settings have
been initiated.

Discussion

We have now developed a care guide (S-PCG) that helps
to identify adult patients with palliative care needs early
and right through to end-of-life. It provides assessment
tools and structured plans for documentation and guid-
ance to support continued personalized palliative care.
We have described the initial development of S-PCG,
aimed to provide a link between evidence based best-
practice care according to the core principles of pallia-
tive care, and professional behavior in everyday clinical
practice.

Methodological challenges included the processing of
the extensive information and feedback from the various
care settings, health care professionals as well as patients
and families. However, the collected expertise of the par-
ticipants is unique and has contributed substantially to
the development of S-PCG throughout the palliative care
trajectory.

A majority of those who gave feedback on the S-PCG
during the final pilot testing confirmed that the content
was relevant to a broad group of patients and gave a good
overall understanding of patients’ needs. It was perceived
as a good support to clinical practice, although it is worth
mentioning that the majority of the participating care
units contacted us expressing a need for a care guide and
on their own initiative volunteered to participate in the
testing of the S-PCG. This might predispose respond-
ents to a more positive attitude towards the care guide,
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thus affecting the result of how the guide was received.
However, it can also be noted that in many of the testing
units the decision was made by the managers and not all
personnel that gave feedback were positive towards the
S-PCG from the beginning.

Although the majority of the users were positive
towards the use of S-PCG, it was at the same time seen
as very comprehensive, time consuming and it was con-
fusing to the users when to use the different parts of the
S-PCG. It is essential to routinise screening for palliative
care needs within clinical practice [22] and for that to
happen it is important not only to pilot test the instru-
ment during the developmental stage but also to take into
account the users’ feedback into the final product. Based
on the feedback, we made some significant changes to
the design of the S-PCG, such as merging part 2 and 3
to make the documentation more efficient and user-
friendly, without compromising the content. We also
clarified the instructions on when to use the different
parts of the S-PCG and emphasized a thorough planning
of the use before implementation.

The S-PCG includes a brief guidance to screen for
patients with potential palliative care needs. Apart from
the “surprise question” regarding prognosis [66], the
items covering disease stage, functional decline, disease
progression and symptom burden are formulated to be
fully transparent to the patient and family. The widely
used surprise question gives a prognostic perspec-
tive, can be used as a reflective tool for team members,
and together with other tools such as the PCST (pal-
liative care screening tool) may help clinicians to identify
patients with palliative care needs [67, 68]. As our inten-
tion was not to use a scoring system but rather to merely
support the clinical assessment, the surprise question
was not included in the main S-PCG documents as a cri-
terion for potential palliative care needs. Instead it was
highlighted in the user manual.

To promote transparency, we made it a priority for the
content of the S-PCG to be understandable and non-
offensive to patients and family members who may want
to read these documents. We therefore included patient-,
family- and public representatives in the discussion of the
content of the S-PCG. In the planning and execution of
the next MRC phases [48] (evaluating the implementa-
tion and the use of the S-PCG) we will intensify our part-
nered work with patients and families — strengthening
user involvement from the level of consultation, to even-
tually, reach collaboration and equal partnership [69].

The potential limitation of not performing our own sys-
tematic review of the relevant scientific literature is, in
fact, overshadowed by our access to ongoing updates in
national recommendations and relevant evidence-based
documents that were used [9, 13, 50, 70]. Further, the
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large group of health care professionals and patient rep-
resentatives ensured clinical experience and gave relevant
guidance when other sources did not contribute the sub-
stantial knowledge than one could wish for.

The strengths of the S-PCG is that regardless of medi-
cal diagnosis and whether the patient is being treated
in a hospital, at home, or in a nursing home or hospice,
the S-PCG can provide structure and guidance for the
care. It puts the patients’ needs in focus and is designed
to promote communication between different caregivers
and encourage collaboration between health care profes-
sionals and the patient and their family. However more
research is needed and the S-PSG will be updated contin-
ually based on new scientific evidence as well as clinical
experience, the users input and patients and their fami-
lies experience.

Conclusions

After extensive development work and broad testing,
the S-PCG has the potential to provide meaningful sup-
port in identifying palliative care needs; facilitates inter-
professional assessment and care of these patients; and
emphasizes the needs of the family throughout the pallia-
tive trajectory. It supports high-quality personalised pal-
liative care, and when properly used may help patient and
families express their too-often-neglected needs, support
individual negotiation of goals of care, and subsequently
promote relevant care. Choosing to implement S-PCG
includes responsibility for its use in concordance with the
principles of good palliative care. The next step entails
scientific evaluation of the clinical impact and effect of
S-PCQG in different care settings — including implemen-
tation, patient and family outcomes, and experiences of
patient, family and staff.
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Supplementary table A. Professions represented in the steering committee, project group

and in the interdisciplinary advisory committee.

N Areas of responsibility/speciality

Steering committee 5  Professor in palliative medicine (n=1),
professor in palliative care nursing (n=1),
associate professor in hematology (n=1),
associate professor in palliative care nursing
(n=1), project manager and quality
improvement nurse (n=1)

Project group 10 Palliative care nursing (n=4), quality
improvement nursing (n=2), palliative care
research (n=2), palliative medicine (n=1),
physiotherapy and public health (n=1)

Interdisciplinary advisory committee 95

Professions:

Registered nurses 41 Palliative care (n=18), community nursing
(n=11), oncology (n=4), cardiology (n=2),
surgery (n=2), geriatric (n=1), lung (n=1),
neurology (n=1), dementia care (n=1)

Innovation improvement leads 12  Palliative care (n=6), oncology (n=2), surgery
(n=1), geriatric (n=1), community care (n=1),
hospital care (n=1)

Physicians 11  Palliative medicine (n=7),
oncology (n=2), cardiology (n=1), GP (n=1)

Assistant nurses g  Palliative care (n=3), community care (n=3),
oncology (n=1), geriatric/neurology (n=1),

Community matrons 5  Community care (n=>5)

Unit managers 5 Community care (n=3), palliative care (n=1),
geriatric (n=1)

Dieticians 3 Palliative care (n=2), geriatric (n=1)

Occupational therapists 2  Palliative care (n=1), quality improvements
within occupational therapy (n=1)

Social workers 2  Palliative care (n=2)

The Swedish Register of Palliative Care 2 National quality register (n=2)

personnel

Researchers 2  Palliative care (n=2)

Physiotherapist 2 Palliative care (n=2)
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“Just think, there are no experiences that can
compare to those of the childhood, imagine then
if people could understand how important it is
precisely with everything that concerns children...
...because it shapes them for life”

(Astrid Lindgren in a letter to a friend, February 1963)
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