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Chapter 1

Losing a child is considered the most devastating loss any parent can experience.
Throughout their child’s palliative trajectory, parents are already confronted
with incremental losses resulting in grief and distress. Healthcare professionals
(HCPs) acknowledge the losses and feelings of grief that parents experience and
want to support them to the best of their abilities. Yet how feelings of grief are
experienced by parents during their child’s end-of-life (EOL) phase and how to
align the support to their needs, still remains unclear. This chapter provides an
introduction on pediatric palliative care, bereavement care, experiences of parental
losses and grief, and HCPs’ perceptions on preloss and bereavement care. Lastly,
the objectives, research questions and methods of this thesis will be presented.

PEDIATRIC PALLIATIVE CARE

Incidence

The survival of children with life-threatening or life-limiting diseases, conditions
that cause a premature death, has increased due to medical advances."? Currently
around 5000 to 7000 children in the Netherlands require pediatric palliative
care.® Although care for seriously ill children has improved, children still die due
to pre-term birth, trauma, or critical illness. Over the past decades, childhood
death (between the ages of 0-20 years old) in the Netherlands, has decreased
from 1.926 deaths in 1995 towards 1.063 deaths in 2020.* Approximately half of
these deaths occur in young infants, and neonates, within their first year of life
due to preterm birth, conditions originating in the prenatal period, and congenital
anomalies. Another peak in childhood death is seen during adolescence due to
accidents and suicides. Throughout childhood, mortality is caused by, among
others, oncological, metabolic, cardiac and pulmonic diseases. This thesis focuses
on preloss and bereavement care for parents of children of all ages who received
care from a HCP in pediatrics during the EOL phase.

Pediatric palliative care

In 1998 the World Health Organization (WHO) defined pediatric palliative care as
the active total care of the child’s body, mind and spirit and also involves giving
support to the family.® Palliative care is aimed at optimizing quality of life, and
when the moment comes, a dignified death. For the patient and their family, it is
important that care is aligned to their values, goals, preferences, and needs in
four dimensions of care: physical, psychological, social and existential. Pediatric
palliative care starts with the diagnosis of a life-limiting or life-threatening illness.
The pediatric palliative care trajectory can be further divided into four consecutive
phases: the diagnosis, a relatively stable period in which often a ‘new normal’ is
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established, the decline in which symptoms start to accumulate, and the dying
phase.”® The latter two phases compose the EOL phase which is referred to, and
focused on, in this thesis.

In the commonly used continuum of palliative care (figure 1)° it is shown that disease
oriented care, which includes treating the disease, and symptom oriented care,
which is aimed towards providing comfort care, may be provided simultaneously.
Over time, the balance between disease oriented and symptom oriented care
will shift more and more towards symptomatic treatment until in the dying phase,
palliative care is completely focused on comfort. Yet pediatric palliative care is
characterized by an erratic illness course; the disease trajectory is often not linear
and the EOL phase is difficult to predict. Lastly, as presented in the continuum,
follow-up care is provided to the bereaved family after the child’s death.

In 2013, a national guideline on pediatric palliative care in the Netherlands was
developed. In the guideline, the importance is stated of incorporating bereavement
care during the palliative trajectory,’® and not solely after the child’s death, as
presented in the model of palliative care.® Indeed, parents face multiple losses
throughout the palliative trajectory, which accumulate during the EOL due to their
child’s decline and having to cope with the knowledge that they will have to live
through the loss of their child.” However, what preloss care (e.g. care aimed at
supporting parental grief during the EOL) would entail remains unclear, as guidance
on this topic has not been developed yet.

Tliness progression over time Death

Disease oriented care Dying phase

Bereavement

Symptom oriented care P

Palliative care

Figure 1. Continuum of palliative care, based on the model of Lynn and Adamson (2003) &
guideline general principles of palliative care, Platform PAZORI (2017).5"
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Organization of pediatric palliative care in the Netherlands

Medical and technical advances have increased the life expectancy of many
children with a life-limiting or life-threatening disease."? These children often rely
on complex (long term) care provided by their parents and a variety of disciplines
in first, second and third line care settings. It is widely accepted that the needs
of ill children can best be met at home and an increasing number of children also
die at home.?™ In the Netherlands, pediatric palliative care is primarily provided
by regular HCPs (generalists in pediatric care), who are experts in their discipline
and who are supported by specialists in pediatric palliative care. Due to the often
complex medical care these children require, the treating physician of children who
receive palliative care is mostly associated with one of the designated children’s
hospitals. All children’s hospitals host their own pediatric palliative care team (in
Dutch: ‘KinderComfortTeam’); a multidisciplinary team that consists of, among
others, pediatricians, nurses, child life specialists, psychologists, and chaplains.'
Currently, there are eight of these teams, whose goal is to improve continuity,
coordination, and quality of pediatric palliative care in the transition from hospital
to home based care.*'™® Furthermore, these teams are available for consultation
to HCPs who provide palliative care and would require guidance or assistance,
since generalist HCPs are usually not trained in providing such care. Although
many teams aim to support parents and HCPs from the moment a child is in need
of palliative care, throughout the end of life and in follow-up care after the child’s
death, the current focus is mostly on EOL and terminal care.

GRIEF AND BEREAVEMENT

The impact of grief

Grief is a natural emotional response following loss and bereavement, and
encompasses a range of emotions such as feelings of anxiety, depression, sadness
and despair.® What is considered a loss differs per person, but is defined as losing
something or someone meaningful.” Early integration of care aimed at parental
griefis necessary, not at the least because bereaved parents are at risk to develop
adverse mental and physical health effects. Parents may develop symptoms of
anxiety, depression, post-traumatic stress disorder, cardiac diseases, and even
death.®2' These symptoms may be present until years after the loss of a loved one.
Furthermore, 10 to 25% of parents are at risk to develop prolonged grief disorder,
which is characterized as prolonged and persistent feelings of grief and difficulty
in adjusting to the bereavement for which specialized aid is required.?>*
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Theories on loss, grief and bereavement

Grief prior to the death of someone may be categorized in anticipatory grief,
which is oriented at the future loss, and illness-related grief, which is oriented
at the present and the (re)current losses.?® Anticipatory grief encompasses the
grief that is experienced in the time leading up till death,”2® characterized by
separation-distress and anxiety about a future in which the loved person is no
longer physically present. Chronic sorrow describes sadness, grief and related
emotions in response to a significant loss, this grief is characterized by its period
recurrence.?’ Chronic sorrow is thus the ongoing grief that is experienced by losses
that have occurred and will occur in the future. However, the losses that parents
experience during their child’s EOL, how they experience and cope with grief, is
less understood.

For a considerable time, the experience of grief and bereavement have been
described as a linear process that had a start and an ending, in which several
tasks or phases needed to be worked through sequentially. Theories came forth
from different perspectives such as attachment theory, emotional tasks and the
continuation of bonds.?8=3' Some examples that are still used in education and
common believes nowadays are the phases of grief by Kubler Ross, explaining
that people have to go through five stages of grief: denial, anger, bargaining,
depression and acceptance,*® and Worden’s four tasks model: accepting the reality
of the loss, processing the pain of the loss, adjusting to an environment where the
deceased is missing, and finding a new emotional relation with the deceased to
continue one’s life.*

Since then, the paradigm on bereavement has shifted towards more fluent models
that focus on the adjustments that parents have to make towards a new reality
in which their child is no longer physically present.32-3” This readjustment might
take months to years to complete while the grief itself may never be resolved.
Bereavementis no longer seen as stages that are sequentially experienced, but as
a more fluent process of coping with the loss of someone with whom a meaningful
relation exists. The loss needs to be integrated in parents’ new reality and views
on both the world and themselves. To accomplish the integration of the loss in
one’s life story or autobiographical memory, internal plans need to be adjusted
which causes significant distress to parents.3233 Parents cope with these stressors
by employing several coping strategies. Stroebe and Schut have developed the
“dual-process model” which is currently widely used in explaining coping with
grief after a loss.3* Their model explains the non-linear nature of grief and the
oscillating process of multiple coping strategies that are used in an alternating

1
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fashion. Coping oscillates between loss-oriented coping strategies such as grief
work, intrusions and denial; and restoration-oriented coping strategies such as
attending to life changes, doing new things and distracting from grief.

Summarizing, just like the presented model of palliative care which places
bereavement care after the death, most studies on bereavement have focused
on coping with loss after death and less is known about coping with grief prior to
the death of a loved one. The grief that parents experience during their child’s EOL
is not yet understood. Losses do occur yet how parents experience those losses
and their coping in the face of their child’s death remains unclear.

PARENTAL EXPERIENCES OF LOSS AND GRIEF
DURING THE END-OF-LIFE

During their child’s EOL, parents are confronted with incremental losses. These
losses start the moment that parents worry that something might be wrong with
their child’s health, accumulate throughout receiving a diagnosis, the loss of
function, and they persist beyond their child’s death.”38% Losses may be perceived
in multiple domains. Some parents are confronted with their child’s decline, their
child becoming increasingly dependent, and watch their child being unable to
participate in activities they previously enjoyed.”*? Other parents may feel alienated
from normal life, their friends and family who cannot truly imagine life at the hospital
and how life is taking care of their child.3940

At the same time, parents acquire new roles in addition to their former parenting
role. When their child gets diagnosed with a life-threatening or life-limiting illness,
parents feel an increasing pressure to be a good parent by being present and
the uptake of their role as informal carer.”*> New roles may include learning new
medical skills to take care of their child, trying to make the best decisions for and
with their child, and having to make adjustments at home and within their family-
life.4044-48 Parents require support from their child’s HCPs to acquire and sustain
these new acquired roles. It is for example important that HCPs become aware
of parents’ changing goals, or their involvement as a partner in their child’s care.
Besides, HCPs are next to parents in the hospital during an admission, outpatient
clinic visits, or while receiving bad news. Depending on the HCP, they might be able
to support parents during these hardships. Also after their child’s death, parents
require and value ongoing support from their child’s HCPs,*5¢ yet they experience
that the delivery of such support practices is highly variable and depending on the
HCP they encounter.5' Parents call for continuous emotional support and guidance

12
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in preloss and bereavement care, yet the focus or foundations on which this care
should rely needs to be further studied.>?

CARE FOR PARENTAL LOSS AND GRIEF IN PEDIATRICS
BY REGULAR HEALTHCARE PROFESSIONALS

HCPs in pediatrics mostly chose their profession because they want to help children
and state they are trained to cure. Yet what if that ultimate goal becomes increasingly
difficult to obtain? Most HCPs working in pediatrics are at some point confronted
with the loss of their patients and have to guide them and their families throughout
the palliative trajectory. In this thesis, we focus on the experiences of regular HCPs:
HCPs who are not specialized in palliative, preloss, or bereavement care.

HCPs acknowledge that assisting parents and their patients throughout this
journey is part of their job.>® The Canadian Paediatric Society and the RCPSC
Paediatric Specialty Committee created the CanMEDS roles.** CanMEDS roles
are competency profiles in which all HCPs should be educated. The CanMEDS
are also leading in the education profile of HCPs in the Netherlands. These roles
state a need for HCPs to be trained to provide palliative and bereavement care,
and that familiarizing themselves with these core competencies is indeed part of
their responsibilities. However, studies conducted among physicians (in training)
have shown that these competencies are among the few competencies that HCPs
feel less secure in both regarding their knowledge and skills and regarding which
they have received the least training.>®->” HCPs hold back because they fear to
do or say the wrong thing. They experience empty-handedness due to the lack
of training and guidance which as a consequence increases restraints to deliver
such care, although it is part of their professional role.5"*8-%° Despite the lack of
guidance or interventions, HCPs do witness the hardship parents experience and
in response have developed several support practices. However, these practices
are highly varying between the individual HCPs and an insight into what these
practices entail is missing.

One relatively well established form of bereavement care has been developed
to support parents after the death of their child: follow-up conversations. These
conversations are conducted 6 to 8 weeks after the child’s death, between parents
and the HCPs that took care of the child during the EOL. Studies have shown that
parents benefit from at least one organized contact with HCPs after the death
of their child.®"®2 These conversations help parents feel cared for, reduce their
sense of isolation, make the disengagement from their contact with HCPs less

13
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abrupt and reduce a sense of abandonment.?"®® These conversations are well
embedded in Dutch Children’s Hospitals, yet the content of these conversations
is highly variable. Furthermore, HCPs experience a barrier to conduct follow-up
conversations because they feel uncertain on how to conduct these conversations
and what to expect.

Preloss and bereavement care should also be an integral part of pediatric palliative
care, and HCPs do acknowledge its importance and their responsibilities. Therefore
they have developed several support practices, yet a lack of standardization,
empirical evidence and confidence leads to a high variability of support for parents.
Due to a lack of guidelines, the focus of what entails preloss and bereavement
care remains unclear. Yet these regular HCPs are able to support parents in their
needs during the EOL, since they are already closely involved in the child’s care
and know the family’s values and wishes. Insight into HCPs’ experiences in clinical
practice and what they would require to integrate preloss and bereavement care
in their practice is needed in order to develop an embedded approach.

AIM, METHODS AND OUTLINE OF THIS THESIS

Objectives and research questions

Both parents as well as health care professionals acknowledge the need for
integrated preloss and bereavement care for parents during a child’s EOL.
However, most research has focused on the phenomenon of grief, bereavement
and bereavement care following the death of the child. The manifestation of grief
and bereavement during the EOL phase and optimal manners to support parents
in loss and coping with grief remain unclear. This thesis aimed to understand
parental grief during the child’s EOL from the parents’ perspective and the HCPs’
perspective, and challenges in providing preloss and bereavement care, in order
to understand what this care entails to ultimately optimally support parents.

To gain insight into current practice the first objective of this thesis was to identify
bereavement practices and interventions that HCPs currently offer to parents of
critically ill children and neonates, both during the EOL as well as after the child’s
death. In addition, we aimed to determine the level to which (components of) the
identified interventions are supported by theoretical knowledge. These objectives
led to the following research questions:

1.1 Which well described bereavement interventions performed by HCPs are
available to support parents in coping with loss and grief, both during the child’s
EOL as well as after the child’s death (Chapter 2)?

14
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1.2 What is the effectiveness of (components of) bereavement interventions and
are current practices substantiated by theoretical knowledge on loss and grief
(Chapter 2)?

The second objective was to identify the goals, strategies, barriers, facilitators and
challenges HCPs experience when providing preloss and bereavement care to
parents as part of their regular care activities.

2.1 What are the HCPs' experiences with providing preloss care aimed at supporting
parents during the child’s EOL (Chapter 3)?

2.2 What challenges do HCPs encounter while providing preloss care aimed at
supporting parents during the child’s EOL (Chapter 4)?

The third objective of this thesis was to develop a theoretical representation of
parental experiences with loss and grief during their child’s EOL and their needs
regarding preloss and bereavement care.

3.1 How do parents experience and cope with loss and grief during the child’s
EOL (Chapter 5)?

The fourth and final objective was to identify the content of follow-up conversations
and the relevance of separate topics from the perspectives of bereaved parents
and HCPs.

4.1 What is the content of follow-up conversations between bereaved parents and
regular health care professionals (HCPs) in pediatrics and how do parents and
HCPs experience these conversations (Chapter 6)?

4.2 How do parents and HCPs experience follow-up conversations in pediatrics
and to what aspects of the conversation do they derive meaning (Chapter 7)?

METHODS

Methodological approach

Besides two systematic reviews, this thesis relies on three empirical qualitative
studies. The first study included HCPs involved in EOL care in pediatrics (Chapter 3
& 4). The second study included parents of critically ill children during the EOL and
parents of recently deceased children (Chapter 5). Lastly, the third study included a
recording of follow-up conversations and consecutive interviews with the involved
parents and HCPs (chapter 7). For the exact methodological approach per study
we refer to the method section of each chapter. The general methodological
approach of these three studies is described in the following paragraph.
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Qualitative research is an interpretative approach aimed to understand the
phenomenon under study from the inner perspective of the respondents.
Interviews provide the researchers with insight into the respondents’ experiences,
thoughts, attributes, perceptions and meaning giving.®* Studies 1and 3 (Chapters 3,
4 & 7) concern exploratory qualitative research, resulting in a thematic description
of the data. Study 2 (Chapter 5) concerns explanatory research, resulting in a
theoretical model that is rooted in the data.®®

Study population

A purposive sample of parents (studies 2 & 3) or health care professionals (studies
1& 3) was included. Using a purposive sample with maximum variation, we aimed
to include participants with a variety of characteristics, to be able to describe the
phenomenon from multiple perspectives. Although in the practice of pediatric EOL
care, maximum variation was sometimes difficult to ensure.

Participants were recruited from four pediatric university hospitals and one child
homecare organization. Participants were identified by key persons in their
organizations. In the first study health care professionals were included who
encountered child death in their regular practice but were not specialized in
palliative and/or bereavement care. Maximum variation was sought with respect
to their years of experience, specialism and discipline (e.g. physician or nurse).

In the second study parents of critically ill children during the EOL or of recently
deceased children were included. For the first group the treating physician
assessed whether parents were eligible based on three criteria: (1) children had a
life-expectancy of less than three months: “Would | be surprised if this patient died
in the next three months”, or (2) the patient went through a life-threatening event
with a high chance of reoccurrence within one year. In addition (3) the option that
the child might die in short term is discussed as a possible and likely option with
parents. Parents of recently deceased children were eligible for inclusion between
the follow-up conversations and six months after death.

For the third study, all follow-up conversations in Dutch, and their participants,
were eligible.

In total, 22 HCPs participated in the first study (Chapter 3 & 4), 38 parents of 22
children participated in the second study (Chapter 5), and 9 follow-up conversations
connected to 9 deceased children, 8 consecutive interviews with 15 parents and
27 HCP-interviews in the third study (Chapter 7).

16



General introduction

Data collection

In the first and second empirical study, data were collected through semi-
structured interviews and a background questionnaire. In the third empirical study,
the data collection consisted of a recording of the follow-up conversations, semi-
structured interviews and background questionnaires of the participants. The
interview guides were established based on literature and expert knowledge.
Semi-structured interviews were chosen because they provided some structure
to ensure the main topics were discussed with all respondents, yet enabled the
interviewer to be flexible in response to the parents’ story in terms of topic order
and choice of words.®® The flexibility was needed since the topic under study is
emotionally loaded and participants might find it hard to talk about these topics.
Truly gaining insight into the inner perspectives of the participants, especially the
parents, required the researcher to build rapport and first allow the participants
to share their story. The interviews all started with a broad opening question,
enabling the researcher to understand the participants’ situation and to later ask
the participant to elaborate on the phases and experiences of interest.

Participants could choose their preferred location for the interview: at their home,
in the hospital, or via video-conference. The latter was chosen more frequently
when the study progressed due to Covid-19 restrictions. Although it was feared
that building rapport or interpreting emotions would be more difficult via video-
conference, reflections with the participants at the end of the interviews indicated
that parents did not perceive boundaries in sharing their story. Moreover they felt
heard and understood. The content of face-to-face or digital interviews did not
notably differ.

Data analysis

In the first and third studies, the data were thematically analyzed, in the second
study the data were analyzed using grounded theory.5> During the thematic
analysis, data analysis was performed in two main steps: (1) becoming familiar
with the data and reducing the data into meaningful segments by open coding,
and (2) categorizing the segments into themes by axial coding using NVivo 12.57 In
addition, several aspects were added by following the grounded theory approach
for the analysis of the second study. In this analysis, there was an additional focus
on the alternation of data collection and analysis, a focus on constant comparison
within and between cases, and after the initial purposive sampling, theoretical
sampling was performed.
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Some of the main strategies to ensure validity and reliability that were used
during the analysis of all studies that enhanced the rigor of the study were: audio
recording and verbatim transcription of the interviews, coding using supportive
software, alternating data collection and analysis, analysis in a multidisciplinary
research team (researcher triangulation), and continuous peer review by the project
team with HCPs from different specialties and disciplines.

Alternating data collection and analysis

According to the grounded theory approach, data collection and data analysis
alternated in studies 1and 2. Alternating enabled the researchers to explore newly
developed themes and patterns from the analysis more in-depth in the consecutive
interviews, thereby deepening our understanding of the phenomenon and being
able to explore other relevant perspectives that emerged from the analysis. The
interviewers’ sensitivity regarding interesting cues and themes is enlarged by the
analysis of the data and gaining understanding in the participants’ experiences.
Furthermore, alternating allowed the researchers to invite participants that might
provide a new or different perspective. Data collection continued until saturation
on the main themes was reached, meaning that new interviews did not result in
chances of the analytical outcomes.®®

Taking perspective in a multidisciplinary approach

The researchers tried to take the perspective of the parent during the analysis,
which was stimulated during the open coding by using verbs in the initial codes.
To minimize subjectivity or ‘going native’, data analysis was performed in a
multi-disciplinary team ensuring researcher triangulation. The multidisciplinary
team consisted of pediatricians, a neonatologist, nurses, an expert parent, a
psychologist, and medical students. By analyzing the data in this multi-disciplinary
team, the researchers were forced to take different perspectives regarding the
data and these different professionals might notice different relevant themes.
Intersubjective agreement on the interpretation of the themes was reached within
the research team.
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OUTLINE OF THIS THESIS

This thesis starts in chapter 2 with a systematic review of well-defined bereavement
interventions for parents during their child’s EOL and after their child’s death.
Furthermore, this chapter presents a synthesis of theories on loss and grief to
facilitate the evaluation of the interventions.

In chapter 3, a qualitative study is presented on the goals, strategies, barriers
and facilitators that HCPs experience while providing preloss care to parents of
children during the EOL.

Chapter 4 provides insight into the lived experience of HCPs. Three dimensions
are presented in which HCPs experience tension regarding providing preloss care
aimed at parental feelings of grief to parents of children during the EOL.

Chapter 5 explains the parents’ experiences with loss and grief during their child’s
EOL and provides insight into the dynamics of grief during the EOL.

A second systematic review in chapter 6 presents an overview of what is known
about the content of follow-up conversations after the death of the child and how
these conversations are experienced by both parents and HCPs.

In Chapter 7, the meaning that parents and HCPs derive from the content of follow-
up conversations is explored.

This thesis concludes with chapter 8: a general discussion on the findings
presented in this thesis. Societal implications, methodological considerations,
strengths & limitations, and suggestions for future research are discussed.
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Chapter 2

ABSTRACT

Background

The availability of interventions for bereaved parents have increased. However,
most are practice based. To enhance the implementation of bereavement care
for parents, an overview of interventions which are replicable and evidence-
based are needed. The aim of this review is to provide an overview of well-
defined bereavement interventions, focused on the parents, and delivered by
regular health care professionals. Also, we explore the alignment between the
interventions identified and the concepts contained in theories on grief in order
to determine their theoretical evidence base.

Method

A systematic review was conducted using the methods PALETTE and PRISMA. The
search was conducted in MEDLINE, Embase, and CINAHL. We included articles
containing well-defined, replicable, paediatric bereavement interventions, focused
on the parent, and performed by regular health care professionals. We excluded
interventions on pathological grief, or interventions performed by healthcare
professionals specialised in bereavement care. Quality appraisal was evaluated
using the risk of bias, adapted risk of bias, or COREQ. In order to facilitate the
evaluation of any theoretical foundation, a synthesis of ten theories about grief
and loss was developed showing five key concepts: anticipatory grief, working
models or plans, appraisal processes, coping, and continuing bonds.

Results

Twenty-one articles were included, describing fifteen interventions. Five
overarching components of intervention were identified covering the content of
all interventions. These were: the acknowledgement of parenthood and the child’s
life; establishing keepsakes; follow-up contact; education and information, and;
remembrance activities. The studies reported mainly on how to conduct, and
experiences with, the interventions, but not on their effectiveness. Since most
interventions lacked empirical evidence, they were evaluated against the key
theoretical concepts which showed that all the components of intervention had
a theoretical base.

Conclusions

In the absence of empirical evidence supporting the effectiveness of most
interventions, their alignment with theoretical components shows support for most
interventions on a conceptual level. Parents should be presented with a range
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of interventions, covered by a variety of theoretical components, and aimed at
supporting different needs. Bereavement interventions should focus more on the
continuous process of the transition parents experience in readjusting to a new
reality.

BACKGROUND

After the death of an infant, or child, parents are left with an intense and
overwhelming sense of grief.!=® Parents experience an accumulation of feelings
of loss from the child’s initial diagnosis, through the progressive deterioration in the
child’s condition, and eventually, to the death of the child.* In addition to their own
feelings of grief, parents also experience the burden of grief from the dying child
and their siblings.® Grief is a normal reaction to the loss of a child. For most parents,
moderate support from regular health care professionals (HCPs), and relatives, is
sufficient in helping to cope with feelings of grief.> However, around 10 to 25% of
parents experience a serious disruption in emotional stability, which may result in
poor psychosocial outcomes and adverse mental and physical health effects.®’

A growing body of literature demonstrates that HCPs recognise parents’ need for
support in handling feelings of loss and grief.2~'° This has resulted in an increasing
number of interventions in practice aimed at all bereaved parents and provided
by regular HCPs.'® Although care standards state that providing bereavement
care to parents is an important aspect of end-of-life care, such care is not yet
routinely implemented in most hospitals.”" This might be due to the fact that
HCPs often feel ill equipped to provide bereavement care.” Another explanation
might be that bereavement interventions based in practice do not contain clear
guidelines or protocols, making them difficult to standardise.”® The assumption
is that clear protocols and guidelines make interventions replicable for other
HCPs. An overview of, clear, replicable interventions, containing guidelines and
instructions, could lead to improved implementation and appropriate care delivery
to all bereaved parents. This is because the availability of evidence-based practice
guidelines could enable HCPs to feel more equipped.”? However, such an overview
is currently missing.

Another characteristic of this practice-based nature of the interventions is that
theoretical and empirical support are often unclear or not provided at all.'o4®
Theoretical understanding is an essential ingredient in developing, evaluating,
and implementing behavioural interventions and best clinical practices.” A social
theory can be seen as a set of statements that explain aspects of social life,
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and which demonstrate how people conduct and find meaning in daily life.”
However, the theoretical field of loss and grief is still evolving. Nevertheless,
several theories have been put forward to provide a supporting structure to the
theoretical understanding of the process of grief.®-3° Understanding how different
elements of interventions might relate to, or rely on, such theories, could improve
our understanding of the underlying mechanisms of these interventions and
provide an indication of their effectiveness.

This review will provide an overview of well-defined bereavement interventions
performed by regular HCPs, and aimed at supporting parents in coping with loss,
during both the end of their child’s life and after their child’s death. Furthermore,
we will provide an overview of their effectiveness and whether the bereavement
interventions practiced currently are substantiated by theory about loss and grief,
and, as such, provide a theoretical basis for the effective elements of bereavement
interventions.

METHODS

Design

The field of paediatric palliative care is relatively young and so clear terminology
is yet to be established. Therefore, we used an iterative method for constructing a
search strategy: Palliative cAre Literature rEview iTeraTive mEthod (PALETTE).3' In
addition, our method complied with the Preferred Reporting Items for Systematic
Reviews and Meta-Analyses (PRISMA).32 This systematic review was registered in
Prospero (registration number: CRD42019119241).

Databases and searches

The first articles were identified through a preliminary search in PubMed and via
expert advice from senior researchers in the field of paediatric palliative care
and bereavement. From these articles, different synonyms were gathered and
terminology became clearer, a process known as ‘pearl growing’. As a result,
articles were identified which were referred to as golden bullets because they met
all inclusion criteria and thus should be included in the review. These processes
resulted in additional searches. The process of pearl growing, identifying such
new articles and adjusting the search string conducted in collaboration with an
information specialist, was repeated until the search was validated.®' That is, when
all golden bullets were identified in the results of the search. Subsequently the
information specialist involved conducted the final structured literature search in
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the following databases: MEDLINE, Embase, and CINAHL. See additional file 1 for
the full search strings.

Study selection

The studies that were published in peer reviewed English language journals
between January 1, 1998 and November 15, 2018, were included when they
contained a well-defined bereavement intervention, offered by regular HCPs,
to parents of deceased children or children with a life limiting condition at the
end-of-life phase. This period of time was chosen because palliative care was
formalised in a definition by the World Health Organization (WHO) in 1998,
providing a consensus around the term ‘palliative care’. Interventions were defined
as an intentional act performed for, with, or on behalf of, a parent or parents. An
intervention must consist of well-defined, concrete proceedings. This means it
can be replicated by other HCPs and is supported by instructions, a manual,
training, a program or other supporting documents. We defined regular HCPs as
professionals working in neonatal, or paediatric, care, where in their daily tasks,
they are confronted with palliative care and care for loss and bereavement, without
having necessarily received specialist training in these domains. Furthermore,
interventions aimed at complex grief were excluded, since most parents do not
require specialised services and such interventions are mostly performed by
specialists on bereavement care. Full inclusion, and exclusion, criteria are listed
in Table 1. When the full text was not available online, or when it was unclear
whether the practices described were supported by a protocol or supporting
documents, the first author of the article was contacted by email and requested
to send additional information or a copy of the article. Both the title and abstract,
and full text screenings, were performed by two researchers independently (EK,
FJ), supported by the web-based screening program Rayyan (https://rayyan.qcri.
org/welcome). Disagreements were resolved in dialogue with the research team.
All the articles included were reference checked for additional relevant studies.
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Table 1. Inclusion and exclusion criteria.

Inclusion criteria:

- Articles containing well-defined bereavement interventions offered by regular HCPs to
parents of children who have died or those children in the phase of receiving palliative
care.

olnterventions aimed at consoling intense feelings of grief during the end-of-life phase or
after the loss of a child. Bereavement care may also occur before the death of the child,
for example from the moment the condition of the child is deteriorating and death is
imminent.

oStudies must address interventions defined as: Intentional acts performed for, with, or
on behalf of, a parent or parents. An intervention must consist of well-defined, concrete
proceedings. This means it can be replicated by other HCPs and is supported by
instructions, a manual, training, a program or other supporting documents. Our definition
is based upon the definition of interventions handled by the World Health Organization.*

o Studies must address regular HCPs defined as: All types of health care professionals
who primarily provide care and/or treatment and, therefore, do not specialise in
bereavement care.

- Research in the field of paediatrics and neonatology.

- Articles published in a peer reviewed journal.

- Studies published in English.

Exclusion criteria:

» Review articles.

- Articles published before 1998.

- Articles containing interventions that focus on complex grief and complex bereavement care.

- Articles which solely include prenatal death and stillbirth, defined as: No signs of life at or
after 28 weeks’ gestation. No occurrence of circulation outside of the uterus.
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Data extraction and quality assessment

Data on baseline characteristics, participants, interventions, and outcomes were
extracted by three researchers (EK, KG, FJ) using a predesigned form based on
Schulz’s intervention taxonomy.3*

The quality assessment was performed by two researchers independently.
The trials were assessed using the Cochrane risk of bias tool (KG, AvdH),3
observational studies with an adapted risk of bias tool based on the Cochrane
risk of bias assessment tool (KG, AvdH),*¢ and qualitative studies were assessed
with the COnsolidated criteria for REporting Qualitative research (COREQ) (FJ,
EK),*” recommended by Cochrane Netherlands. The total scores ranged from O to
7 in the trials and observational studies, and from O to 32 in the qualitative studies.
The quality appraisals did not affect inclusion in the review due to the explorative
nature of this systematic review, and also due to the fact that articles containing
low appraisal scores could still contain valuable interventions and thus be relevant
for the study aim.38

Synthesis of grief theories

The interventions were compared with a theoretical synthesis, in order to
compensate for the expected lack of evidence for most interventions, and to
evaluate the possible effectiveness. Since there is not a singular dominant theory
on grief® leading theoretical models have been identified using a pragmatic
approach. At first, experts in the field of bereavement (PB, MK, EK) and palliative
care (MK) were consulted, preliminary searches were conducted in Google scholar
and Medline, and; a compendium on bereavement was consulted.®® Secondly, a
pragmatic search was conducted in Medline using keywords such as grief, loss,
bereavement, theory and equivalents (EK). Thirdly, the theories identified were
validated by experts (PB, MK). They aimed for articles that showed the variation in
bereavement theories and were a reflection of the most accepted theories from
several different domains.®=° By doing so an overview of the leading theoretical
concepts available was developed, which were extracted from the theoretical
articles, clustered into communal theoretical concepts, and labelled accordingly.
Most theories on grief emphasise that bereaved families need to adjust from
the ‘old world’ to the ‘new reality’,®-212326-30 where the deceased is no longer
physically present. This readjustment can be seen as a continuous process that
takes months to years to complete, while the grief, itself, may never be resolved.
The theories propose different approaches to how this adjustment is achieved.
However, when comparing the leading theories we found that most theories have
several key concepts at their core. This offered the opportunity to synthesize the
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theories on a conceptual level and, as such, capture the core mechanisms of most
theories. These core mechanisms create the ‘how’ in which the theories explain the
process of readjustment to the new reality. The synthesis of theories resulted in five
concepts: anticipatory grief, an attachment to working models and plans; appraisal
processes; coping behaviours, and; continuing bonds. These five concepts will be
discussed in the following section. Importantly, these concepts do not represent
elements of a sequential process, but rather elements of adjustment that may be
re-addressed over time. The additional file 2 displays how the theoretical concepts
are formed, based on different theoretical articles.

Anticipatory grief refers to feelings of loss and grief before an imminent loss.3° It
involves forms of coping and reorganisation prior to loss and death, managing
conflicting demands, facilitating a ‘good’ death, and preparedness. Preparedness
comprises several different dimensions such as medical, psychosocial, spiritual,
and practical dimensions.?® Preparedness may help informal caregivers in coping
with grief at a later stage.

Concepts concerning attachment working models and plans enhance multiple
types of plans, namely: internal plans such as personal plans which may help a
person understand their environment;?”?® relational plans such as how the self
relates to others,?62830% and; attachment plans such as those created in early
childhood and which guide a person in forming attachment bonds with others.®23
Such plans make the world understandable, recognisable, and predictable.
However, sometimes they do not match reality, for example when a child dies.
This causes a severe stress reaction. This new reality must be incorporated into
the existing plans to establish a new stable situation.’®2°

Appraisal systems are set up when a new situation needs to be evaluated. In the
situation of the loss of a child, the appraisal systems conclude the fact that the
reality does not match the existing plans.’®20232426 Appraisal systems will then be
active until new plans are developed,?® or the old plans are revised.?53° The loss is
then incorporated into the autobiographical memory and a revision of self-identity
can take place.’®?”

Stressful situations are managed by employing helpful coping behaviours.'®2°
Different coping styles exist, such as those focusing on the problem or the
emotion.?* Some coping styles may be orientated towards loss or restoration,?"°
while some strategies may seek to make meaning out of the experience.?® The
reaction and coping behaviours differ between individuals and depend upon
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several factors including context and personality.?® Effective coping includes the
ability to shift, flexibly, between different coping strategies.2%-2+2

Finally, the concept of continuing bonds refers to an ongoing relationship between
the individual and the deceased.?"?226

RESULTS

The search yielded 5,144 unique articles, of which nineteen met the inclusion
criteria*®-58 and two were added following an additional reference check (Figure
1).5960 Twelve articles represented empirical data drawn from the interventions
of bereavement care programmes. Of these, four represented quantitative
studies,**~* six represented qualitative studies,*~*° and two represented studies
which included both quantitative and qualitative outcomes.5%%' Nine articles were
descriptive in nature.®?-%° These articles contained well-defined bereavement
interventions, yet the interventions were not tested empirically and, therefore,
the outcomes could not be provided. An overview of all the articles included is
provided in Table 2. Quality appraisals ranged between 2 and 5 for trials and
observational studies, and between 8 and 21 for qualitative studies. Quality scores
on all studies can be found in Table 2. Qualitative studies received higher appraisal
scores.

The twenty-one articles included fifteen unique bereavement interventions,
identified with the letters of the alphabet A through to O. Two interventions were
described in multiple articles (A and G). The intervention characteristics are
summarised in Table 3.

The characteristics of bereavement care interventions

The bereavement care programmes were predominantly initiated by hospital staff
(A-N). They took place in the field of neonatology (n=5) (F,H,I,M,0O), paediatrics
(n=9) (B,C,D,E,G,J,K,L,N), or both neonatology and paediatrics (n=1) (A). Some
interventions were aimed at children with a certain diagnosis: Sudden Infant Death
Syndrome (SIDS) (n=1) (O), and cancer (n=4) (B,E,G,N). Three studies presented a
bereavement care programme, while focussing on the impact on HCPs of losing
a patient (A,G,J).
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Chapter 2

Figure 1. Study flow.

With regard to the timing, we found that eleven interventions started after the
child’s death (A,B,C,D,E,G,|,K,L,M,0), one intervention started during the end-of-life
phase (J), and three interventions covered both before, and after, death (F,H,N).

In most interventions, the person intervening was either a nurse, appointed as the
primary carer and operating individually or as part of a team (A,C,E,H,I,K,M), or a
physician (A,C,D,G,l). Other people intervening included clinical social workers
(B,H,K), chaplains (A,L) or peer supporters - parents who have previously lost a
child too - (A), photographers (J), trained counsellors (D), public health nurses (O),
team members who had the most contact with parents or experienced the lightest
workload (F) or, bereavement care team members not otherwise specified (N).
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Bereavement interventions and their alignment with theoretical components

We identified five overarching components of interventions which encompass
the variety of practices described in the interventions. These are: (i) the
acknowledgement of parenthood and the child’s life; (i) establishing keepsakes; (iii)
follow-up contact; (iv) education and information, and; (v) remembrance activities.

i. The acknowledgement of parenthood and the child’s life consisted of washing,
holding, or dressing the child (H,l), giving parents privacy in the moments
surrounding the death of the child, for instance in a family room (H), providing
the child with a certificate of life (), or a blessing ceremony (F,H).

ii. Establishing keepsakes consisted of safeguarding a lock of hair (H,1), hand, foot,
or face print (H,l), pictures (F,H,l,J), or items that belonged to the child, such as
toys, a blanket (H), ornaments (H), a memory stone (), clothes (l), a baby ring
or bracelet (H,l), memory books (F), poems (A,H), or other belongings (F,H).
The created items were often provided to the parents in the form of a comfort
basket or memory box (B,H). Keepsakes, especially for siblings, could also be
provided (1).

iii. Follow-up contact consisted of follow-up calls (A,B,E,F,G,H,I,K,O), cards
(B,E,G,H,I,N), visits (A,F,L,0), flowers (F), condolence letters (K), and
appointments (A,C,D,G,M). Follow-up contact also included facilitating contact
with peers (A,K,N).

iv. Education and information on coping, grief, and practical information concerning
the death of the child, consists of folders and booklets with information
(A,B,E,F,G,H,I,K,L,N), financial advice (F), videos containing information (L),
educational support meetings for peers and relatives (L), seminars or workshops
on coping and grief (K), and information sessions (A,C,D,G,M) during which
HCPs provided information about the treatment and autopsy (l), or answered
questions (I).

v. Remembrance activities included ceremonies or services (F,H,K,N), and HCPs
attending the funeral (E,L).

The empirical basis of the interventions and the outcomes of the studies

Most interventions identified consisted of a description of practices, sometimes
based on years of experience, but which did not include an empirical or theoretical
basis. Several studies did provide substantiation for their interventions such as a
previous, non-specified, literature search (A,E), interviews and focus groups (B,E,G),
or expert knowledge and special education (A,B,D,F,J,0). Only two interventions
were developed using a clear theoretical basis. One intervention was based
on principles of stress and social support theory (B), and the other contained

49



Chapter 2

a psycho-educational bereavement guide based on the principles of cognitive
behavioural theory (K).

The studies that evaluated an intervention, showed that parents reported a positive
experience with bereavement photography and follow-up contact (A,B,C,E,G,J,L).
Parents were grateful to receive photos of their child, and helped HCPs feel better
about their role (J). The outcomes of most of the empirical studies focused on
how the parents had experienced the follow-up contact with the HCPs who had
taken care of their child. Follow-up contact was generally valued. It helped parents
cope with their grief, provided closure, and gave parents a secure feeling of the
ongoing bond with the hospital and their child (A,B,C,E,G,L). Parents found follow-
up meetings with HCPs and/or peers helpful in learning to tolerate and understand
grief better. Moreover, it stimulated further thinking and discussion between the
parents about the topics addressed in the meeting and helped parents to express
their ideas and feelings concerning grief to each other and to their family and
friends (L,M).

The alignment between intervention components and theoretical key
concepts

Given the lack of knowledge concerning the effectiveness of the interventions,
the potential worth of the components of intervention is evaluated by aligning
the five intervention components identified (i-v) to the key theoretical concepts
as described in the method section. These are: anticipatory grief; attachment to
working models and plans; appraisal processes; coping, and; continuing bonds.
Hereafter, all the components will be discussed and hypothesised, considering
how they align with the theoretical concepts identified (Table 4).

The acknowledgement of parenthood and the child’s life

This component includes facilitating parents to fulfil their role as a parent, and to
acknowledge the identity of their child. Facilitating parents in their parental role
is a component HCPs provide before and after death. The main strategy in these
interventions is to enable parents to nurture their child and to acknowledge their
child’s uniqueness.>* Parents are facilitated to experience the bond with the child,
create memories, have a blessing ceremony, and say their farewells.>*%° |t allows
parents to begin to contemplate the idea that their child is dying, while ensuring
that their child is as comfortable as possible.®® These practices support anticipatory
grief, since they foster emotional preparedness, allow parents to adjust slowly to
the fact that their child is dying, and help to create lasting memories for parents
to cherish after death.® A certificate of life empowers parents to recognise the
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identity of their child. In letting parents participate in the last care for their child,
this also enables them to adjust, gradually, to the fact that their child is dying, and
makes the transition between the internal plans less abrupt.

Table 4. The alignment of theoretical key concepts and intervention components.

Components Components Components Components Components
concerning — concerning — concerning — concerning — concerning

anticipatory  attachment the coping continuing
grief working appraisal bonds
models and  processes
plans
Acknowledging + + +
parenthood and
the child’s life
Keepsakes + + +
Follow-up contact + + + +
Education and + + +
information
Remembrance + +
activities

+: Intervention component supported by key theoretical concept.

Establishing Keepsakes

HCPs take the initiative in creating keepsakes together with, or in accordance with,
the parents. These keepsakes provide the parents with a tangible memory of the
child. Especially in neonatology, where parents will not have been outside the
hospital with their child, keepsakes provide parents with a way to cherish a part of
their child, when the child is no longer present. Establishing keepsakes can help
parents feel attached and close to their child and to provide comfort.>* Over time,
the keepsakes can help the parents in remembering the child, and help parents
with processing, conceptually, the loss, while they revise the autobiographical
memories and the memories of the child in order to adjust to the new reality. Over
time, when the parents have adjusted to the new reality, the tangible memories
of the child serve as a form for expressing the continuation of the bond between
the parents and their child.

Follow-up contact

Follow-up contact with the hospital may take various forms. Parents value ongoing
contact with the hospital staff, since the hospital staff know the child and many
parents developed a bond with them over time.*>~* When parents feel that the
HCPs remember their child, this is felt as an acknowledgement of the child’s
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identity, and a validation that their child has made an impact and mattered.*>4®
This acknowledgement results in positive reappraisal processes and adds positive
meaning to the past events. These positive reappraisals could also foster adaptive
coping behaviours, for example the sharing of the story of the loss with friends and
family. The continuous reappraisal and coping behaviours in turn result in altering
the working models and plans because the loss is processed conceptually. This
helps parents to find a place for, and to define a new bond with, the deceased child
in the new reality.* Follow-up contact with HCPs and peer supporters, simply their
presence and conversations, help parents to cope with loss.** During follow-up
contacts, HCPs can offer parents an explanation of the course of treatment and
the rationale for certain decisions that were made. This is important as parents
often describe being in a haze during the end-of-life period of their child.**4®
Furthermore, autopsy results are often shared in order to clarify the physical
illness.®*% HCPs also have the opportunity to reassure parents that there is
nothing that they could have done differently.5® This helps parents to make sense
of the preceding events and to clarify the memories surrounding the death of their
child.#653 This clarification, in turn, aids reappraisal of the situation and past events,
and provides parents with a form of closure. It also allows parents to readjust
their memories of the situation, address doubts about themselves, and treasure
memories of their child, which results in readjustment to new memories and thus
creates new plans about themselves, their child, and the past events.

Education and information

Information folders, booklets, workshops, and seminars can help parents in
regaining some control over the many different challenges they face in a new,
unknown, and insecure, situation. It makes parents feel more prepared in practical
terms such as with financial aid, funeral arrangements, and in finding extra
emotional assistance when needed.®® An example of practical assistance might
be how to provide explanations to, and support for, the siblings, reassuring parents
that what they are feeling is normal, actions which can be termed preparation and
which offer a sense of validation.®>®° But practical assistance could also include
providing information about when and who to turn to for extra support.>®* These
forms of assistance support parents in coping with the new situation because it
makes the new demands slightly more manageable. The information provided, and
the validation of the emotions they experience, also assist parents in creating new
knowledge structures and plans with regard to their grief and the future they face.
It helps the appraisal processes and offers new working models.
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Remembrance activities

The remembrance activities provide an opportunity to feel close to the child again
and to recollect memories about their life.®° It is also a means of feeling supported
by friends, family, hospital staff, and the community, that may help parents to cope
with the loss.® These remembrance occasions provide a secure environment
where parents feel connected to the child and feel the bond that they had, and
that still exists. Remembrance activities help parents in finding a way to continue
their bond with the child in the new reality. Religious or spiritual aspects of the
events can also help parents to make sense of, and find meaning in, the child’s
death. Such “meaning making” after the death is a helpful coping mechanism for
parents, in which they can revise their memories and plans surrounding the death
of their child in a positive and helpful manner.

DISCUSSION

This review identified fifteen well-defined bereavement interventions provided by
regular HCPs to support parents of seriously ill children both at the end of their
child’s life and after death. All interventions were clustered into five overarching
components of the intervention. These are: the acknowledgement of parenthood
and the child’s life; establishing keepsakes; follow-up contact; education and
information, and; remembrance activities. The majority of interventions started after
the death of the child, and were performed by a nurse, assigned as the primary
carer, or a physician. Most of the empirical studies included in this review evaluated
how to conduct the intervention and experiences with the interventions, but not
their effectiveness. To compensate for this lack of evidence, the components of
intervention were assessed against a theoretical synthesis on loss and grief, which
revealed that all the components from which the interventions were built were
covered by theories on a conceptual level. The theoretical synthesis did uncover
that bereavement is characterised by the continuous process of adjusting to a new
reality.'8-2123.26-30 Fjye key theoretical concepts clarify this process: anticipatory
grief; attachment working models and plans; the appraisal processes; coping
behaviours, and; continuing bonds. The theoretical synthesis shows the need for
bereavement interventions to focus on the continuous nature of grief, and thus,
starting before the 