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ABSTRACT

Background. Fear of cancer recurrence is one of the most distressing psychological consequences in cancer
survivors and their informal primary caregivers (IPC). IPC of childhood cancer survivors (CCS) are often their
mothers, which could intensify fear of cancer recurrence (FCR) and its impact on both IPC and CCS. Howev-
er, the phenomenon has not been widely described in this specific population. Objective. To summarize and
analyze current evidence on the evaluation and management of FCR among IPC of CCS. Method. A narra-
tive review of studies included in four databases (PsycInfo, Medline, CINALH, and Web of Science) with no
language or year of publication restrictions. Results. Measures specifically developed to assess FCR among
IPC of CCS comprising an interview and a questionnaire with initial psychometric evaluations and two short,
online intervention programs based on cognitive-behavioral-contextual therapy were identified (ENGAGE and
CASCAdE). Both have demonstrated acceptability in parents of CCS in high-income countries; preliminary
evidence also exists of the effectivity of CASCAE in reducing FCR. Discussion and conclusion. Given
the limitations of this area of psychological evaluation, the Fear of Cancer Recurrence Inventory, originally
developed for adult cancer survivors, constitutes the most suitable tool for evaluating FCR among IPC of
CCS. The CASCAdE program seems a promising intervention for IPC of CSS, although cultural adaptations,
evaluations of its acceptability in low- and middle-income countries, and controlled studies in large samples
are still required.

Keywords: Fear of cancer recurrence, caregivers, childhood cancer, survivors.

RESUMEN

Antecedentes. El miedo a la recurrencia del cancer es una de las consecuencias psicoldgicas mas an-
gustiantes en los supervivientes y sus cuidadores primarios informales (CPI). Los CPI de supervivientes de
céancer infantil (SCI) a menudo son sus madres, lo que podria intensificar el miedo a la recurrencia (MR) y su
impacto tanto a los CPI como a los SCI. Sin embargo, el fenémeno no se ha descrito ampliamente en esta po-
blacién especifica. Objetivo. Resumir y analizar la evidencia actual sobre la evaluacién y manejo del MR en-
tre CPI de SCI. Método. Se realizé una revision narrativa de los estudios incluidos en cuatro bases de datos
(PsyclInfo, Medline, CINALH y Web of Science) sin restricciones de idioma o afio de publicacion. Resultados.
Se identificaron instrumentos desarrollados especificamente para evaluar MR entre CPI de SCI que compren-
den una entrevista y un cuestionario, ademas de dos programas de intervencion en linea basados en terapia
cognitivo-conductual-contextual (ENAGE y CASCAdE). Ambos demostraron aceptabilidad en los padres de
SCI en paises de ingresos altos. También existe evidencia preliminar de la efectividad de CASCAdE en la
disminucion del MR. Discusion y conclusién. Dadas las limitaciones de esta area de evaluacion psicolégica,
el Inventario del Miedo a la Recurrencia del Cancer, desarrollado originalmente para supervivientes adultos,
constituye la herramienta mas adecuada para evaluar MR en los CPI de SCI. El programa CASCAJE parece
una intervencion prometedora para CPI de SCI, aunque aun requiere adaptaciones culturales, evaluaciones
de aceptabilidad en paises de ingresos medio-bajos y estudios controlados con nuestras mas grandes.

Palabras clave: Miedo a la recurrencia del cancer, cuidadores, cancer infantil, supervivientes.
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BACKGROUND

Worldwide, between 50 and 200 million children popula-
tion suffer some form of cancer (neoplasms before the age
of 20; Pifieros, Mery, Soerjomataram, Bray, & Steliaro-
va-Foucher, 2021; Steliarova-Foucher et al., 2017). In this
age group, leukemias are the most common type of cancer,
with 50% of the cases. Though it has been estimated that,
with adequate treatment and depending on the type of can-
cer, stage, and geographic region, between 62-80% of the
children with cancer will reach survival (Ferlay et al., 2019;
Rebholz et al., 2011; Ward, DeSantis, Robbins, Kohler,
& Jemal, 2014), in the case of Mexico these percentages
are lower, around 55% (Rivera-Luna et al., 2017; Rodri-
guez-Romo et al., 2018).

According to some authors, survival is the process that
occurs from the point of diagnosis to the remainder of the
patient’s life (Marzorati, Riva, & Pravettoni, 2017). For oth-
ers, a cancer survivor is a person who has completed onco-
logical treatment and become disease-free (Marcus, 2004).
In any case, medical follow-up is considered important do
to the survivors’ higher risk of developing chronic diseases
or dying at younger ages in comparison with the general
population (Bhatia, Landier, Casillas, & Zeltzer, 2006; Kurt
et al., 2012; Oeffinger et al., 2006; Suh et al., 2020). This
survival phenomenon is not exclusive to the patient who has
been disease free, but also to those who have accompanied
him/her throughout the process, since caregivers —generally
family members— are also considered part of the survival
and are impacted by the effects of the disease (National
Cancer Institute [NCI], 2020).

An informal primary caregiver (IPC) is a person who
shares an affective bond with the patient. In the case of
childhood cancer survivors (CCS), between 90% and 95%
of IPC are mothers (Holosbach & Solares, 2010). During
the illness, the IPC meets patient needs not covered by the
formal sector, such as providing emotional support, health
care and direct care, despite not having received, any pro-
fessional training to perform these tasks (Romito, Goldz-
weig, Cormio, Hagedoorn, & Andersen, 2013) and having
limited financial resources (Koyanagi et al., 2018). It is es-
timated that this care lasts for between one- and three-years
during the treatment of the disease and if patient survival is
achieved, care may be maintained due to late effects and/or
treatment (Oeffinger, Hudson, & Landier, 2009; Rebholz et
al., 2011), which add up to the tasks of parenting (Sharkey
etal., 2019).

Care provision has an impact at least three levels: 1.
financial: treatment is expensive for the average family,
meaning that the IPC must obtain resources, bringing about
debts and stress (Fitch, Sharp, Hanly, & Longo, 2021; Han-
ratty, Holland, Jacoby, & Whitehead, 2007); 2. physical:
self-care, physical activity, and good eating habits decrease,
with health problems frequently being reported (such as
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sleep disorders, fatigue, headaches, physical exhaustion
due to lack of rest; Klassen et al., 2008); and 3. mental: IPC
tend to present distress, anxiety, depression, post-traumatic
stress, and adverse effects on their quality of life (Kearney,
Salley, & Muriel, 2015; Pierce et al., 2017).

Fear of recurrence

One common psychological consequence described in adult
survivors and their IPC is fear of cancer recurrence (FCR),
defined as “a fear or concern that the cancer will return or
progress in the same or another part of the body” (Nort-
house, 1981, p.1). It is characterized by high levels of wor-
ry, rumination, or intrusive thoughts regarding the return of
cancer, maladaptive coping, functional impairments, exces-
sive emotional distress, difficulty planning, low adherence
to healthy habits, increased medical visits, and the abandon-
ment of medical surveillance (Lebel et al., 2014; Simonelli,
Siegel, & Duffy, 2017).

According to the literature, factors related to a greater
risk of FCR among IPC include: 1. being a woman (Holos-
bach & Solares, 2010; Romito et al., 2013), 2. having low
educational attainment (Simard et al., 2013), 3. presenting
symptoms of anxiety and depression (Abate et al., 2018;
Carrefio-Moreno, Chaparro-Diaz, & Blanco-Sanchez,
2017; Kalra, Kamath, Trivedi, & Janca, 2008; Montero,
Jurado, & Méndez, 2014; Nam et al., 2016; Prussien et al.,
2018; Wikman, Mattsson, von Essen, & Hovén, 2018);
4. a decline in the quality of life (Klassen et al., 2008;
Mellon, Kershaw, Northouse, & Freeman-Gibb, 2007);
5. being the mother of the patient (Montero, Espinoza,
Bravo, & Méndez, 2017); and 6. the duration and type of
treatment received by the survivor (McGinty, Goldenberg,
& Jacobsen, 2012; Simard et al., 2013). IPC also experi-
ence psychosocial sequelae during cancer survival, par-
ticularly fear of cancer recurrence, which, in addition to
having direct negative consequences for themselves, may
impact the quality of care provided to cancer survivors at
vital stages of their growth and development (Ernst et al.,
2020; Sharkey et al., 2019).

Clearly, FCR reduce ICC’s quality of life and should
therefore be considered an important part of their routine
clinical care (Butow et al., 2018; Simard et al., 2013). Ex-
isting guidelines for FCR in adult survivors mention that
effective psychological interventions for this phenomenon
include elements of cognitive-behavioral therapy and mind-
fulness (Butow et al., 2018). However, no specific clinical
guidelines for the evaluation and treatment of FCR have
been developed specifically for IPC of CCS.

The relevance of this phenomenon contrasts with the
scant evidence on the evaluations and interventions report-
ed so far, meaning that systematic efforts to increase studies
in the field are warranted. This narrative review therefore
seeks to summarize and analyze the studies undertaken to
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evaluate and manage FCR among IPC of CCS. To guide
this review, two questions were designed from the acronym
PICO: 1. A PO question to identify psychometric instru-
ments that evaluate FCR in IPC (of both adults and CCS):
Do Informal Primary Caregivers of cancer survivors pres-
ent fear of recurrence? and 2. A PIO question (only for ICP
for CCS): In Informal Primary Caregivers of childhood
cancer survivors is Psychotherapy, Cognitive Behavioral
Therapy significant for Fear of Recurrence?

METHOD

A systematic search was carried out in May 2020 using four
databases: PsycInfo via Ovid, Medline via Ovid, CINALH
via EBSCO, and Web of Science via Clarivate. A combi-
nation of MeSH and text word terms was used to identify
the relevant studies (including caregiver, mothers, parents,
cancer survivor, child* cancer, cognitive behav* therapy,
psychotherapy, fear, anxiety, fear of cancer recurrence, and
cancer recurrence) to identify the studies. The inclusion
criteria for this search were: articles with title or abstract
referring to caregivers, mothers, or fathers who cared for
a childhood cancer survivor, where a cognitive-behavioral
intervention program for FCR was evaluated or involved
and quantitative results were included.

A total of 140 articles were identified, and after a se-
lection process described in Figure 1. The studies that were
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Figure 1. Flow chart for the search, identification and selection of
studies.
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excluded from this review were mostly studies with cancer
survivors (children or adults) not ICP, and two that eval-
uated treatments for ICP (combinations of cognitive-be-
havioral treatments with systemic techniques) but in order
to reduce symptoms of post-traumatic stress (Kazak et al.,
1999; 2004) not FCR. Finally, six articles were selected for
the present review. All were in English and met the criteria
of having as main objectives of the study the description,
evaluation and/or development of a psychometric instru-
ment for FCR, or the description and evaluation of a cogni-
tive-behavioral intervention program.

RESULTS

What are the tools described to assess fear
of recurrence?

FCR evaluation in IPC of CCS has been undertaken through
open and semi-structured clinical interviews. For example,
in the descriptive study by Iwai et al. (2017), 57 dyads (par-
ents-survivors) were interviewed through a questionnaire
on their demographic characteristics, mental and physical
health status (in a four-point Likert scale), and concerns (us-
ing open-ended questions). However, this evaluation indis-
criminately uses terms such as anxiety, worry, and fear, and
lacks specificity and homogeneity in the assessment and
explanation of the phenomenon.

Another attempt to evaluate FCR among IPC of CCS
was the questionnaire created by Woodford et al. (2018) to
determine the usefulness of an intervention program. This
questionnaire comprises five questions with Likert-type re-
sponse options (from five = very frequent, to one = not at
all). Although it has the advantage of having been adminis-
tered in a clinical setting, none of its psychometric proper-
ties were reported, which places major constraints on its use
in other populations.

The instrument for evaluating FCR among parents of
CCS with at least initial proven psychometric properties is
the Parents’ Attitudes Toward Childhood Cancer (Duran,
2011). This measure includes 12 items with Likert-type re-
sponse options (from 1 = strongly disagree, to five = totally
agree). It was developed in five stages: content universe,
expert judging, development of response options, pilot-
ing in the target population with 84 parents of CCS, and
construct and content validity. Two factors with moderate
inter-correlation (r = .53) emerged: 1. perseverance of pa-
rental concerns (a0 = .91) and 2. psychosocial losses (o =
.76). However, no total internal consistency coefficient was
reported, and since the sample size is small, its use in other
populations is not warranted due to the lack of methodolog-
ical characteristics suggested by experts in psychometrics
(Furr, 2018; Nunally & Bernstein, 1994; Streiner, Norman,
& Cairney, 2015).
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Given the limitations in this area of psychological eval-
uation, some authors have decided to use questionnaires
developed originally for IPC of adults’ cancer survivors
to evaluate IPC of CCS (e.g. Wakefield et al., 2016). The
first instrument was the Fear of Recurrence Questionnaire
(Northouse, 1981), comprising 22 items with five response
options (from five = strongly agree, to one = disagree),
originally developed to evaluate the construct among IPC
of adult breast cancer survivors. When used with IPC of
CCS, only the first five items are administered to assess the
presence, frequency, and intensity of FCR. Its development
process included the determination of its content validity
through expert opinions, its application to IPC of 30 CCS,
and the calculation of correlations between the items (close
to r = .6, suggesting adequate internal consistency). Ad-
ditional psychometric evaluations are required for it to be
considered a valid, reliable instrument (Furr, 2018; Interna-
tional Test Commission [ITC], 2013; Nunally & Bernstein,
1994; Streiner et al., 2015).

A more useful alternative for evaluating these con-
structs, also originally developed for IPC of adult cancer
survivors: the Fear of Cancer Recurrence Inventory (Si-
mard & Savard, 2009). This is a 42-item questionnaire with
five Likert-type response options (from 0 = never/hardly
ever, to 5 = all the time/a lot). Total and subtotal scores were
obtained. Its creators observed the principles recommended
for the construction of psychological measures (DeVellis,
2017;1ITC, 2013; Nunally & Bernstein, 1994; Streiner et al.,
2015), including focus groups with experts, piloting with
cancer survivors, and its administration to 300 cancer sur-
vivors for exploratory factor analysis, reliability, and diver-
gent and convergent construct validity. Seven factors and
five subscales emerged, with a high internal consistency co-
efficient (o = .95) indicating that it is a valid, reliable instru-
ment, suitable for survivors of all types of cancer. Its two
adaptations to evaluate IPC also demonstrated high internal
consistency indexes (o = .94; Lin, Chen, Chang, Fang, &
Lai, 2016; Lin, Chen, Simard, Chang, & Lai, 2018).

The FCR began by being described as an emotional
state, so instruments to evaluate the construct among ICP,
such as the Fear Cancer Recurrence Questioner Family
Member (Northouse, 1981), are aimed solely at evaluating
the presence of FCR as an emotion. However, after the
increase in studies on this phenomenon, its definition and
characteristics have been expanded, including related be-
haviors, trigger situations, beliefs, thoughts, coping strate-
gies, and difficulty in making plans for the future (Fardell
et al., 2016; Lebel et al., 2014). All has been reflected in
instrument-specific items such as those included in the
Fear of Cancer Recurrence Inventory (Simard & Savard,
2009) and the Parents’ Attitudes Toward Childhood Can-
cer (Duran, 2011), which also include parameters such as
frequency, duration, and / or latency of each related be-
havior.
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What are the intervention programs for fear
of recurrence in pediatric survivor caregivers?

Regarding the interventions for managing FCR in IPC of
CCS, two programs were found, both from the cognitive-be-
havioral-contextual model (Tablel), which is in line with
the recommendations of the clinical guidelines for FCR in
IPC in adult cancer survivors available to date (Butow et al.,
2018): CASCAdE (Wakefield et al., 2015), and ENGAGE
(Woodford et al., 2018).

CASCAGdE is an online intervention consisting of six
individual and group sessions (Table 1). It was evaluated
in a study conducted in Australia by Wakefield et al. (2016)
to determine its acceptability and viability, and to generate
initial information on its effects on quality of life, depres-
sion, anxiety, and FCR. With a control group on the waiting
list, 47 parents (intervention group [n = 25], control group
[n = 22]) completed self-report instruments based on a ran-
domized, controlled design, including the Fear of Cancer
Recurrence Questionnaire (Northouse, 1981), at the begin-
ning, end and at three-month follow-up. Most parents com-
pleted the intervention (96%) and evaluations (80%), and a
significant effect on fear of recurrence was achieved.

In turns, ENGAGE is an asynchronous (pre-record-
ed) online intervention comprising 11 individual sessions
based on elements of contextual therapies (Table 1). Par-
ents of CSS are encouraged to take one session per week
but have 12 weeks to complete the program, which has also
been evaluated through an acceptability and viability study
in Sweden (Woodford et al., 2018). An uncontrolled inter-
group design was used and fifty parents completed self-re-
port instruments on FCR, post-traumatic stress, depression,
anxiety, fatigue, and process variables of the acceptance and
commitment therapy model (encompassing psychological
inflexibility, experiential avoidance, and self-compassion).
In this case, FCR was evaluated using a short questionnaire
with Likert-type response options (from one = very fre-
quent, to five = hardly at all). Evaluations were carried out
prior to the intervention (baseline), weekly, at the end and
at a six-week follow-up. Over 70% of parents answered all
the evaluations, 50% watched the videos and answered the
telephone follow-up, 70% reported having benefited from
the intervention, and 95% of the parents completed the
whole intervention. Clinical effects on the variables evalu-
ated were not described.

DISCUSSION AND CONCLUSION

Although FCR among IPC of CCS is a major importance
issue due to its impact on the mental and physical health
of both survivors and their caregivers (Cupit-Link, Syrjala,
& Hashmi, 2018; Duran, 2011), the number and quality of
studies on the evaluation and intervention of this indicate
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Table 1

Description of the components of the interventions

Intervention Sessions description Evaluation

CASCADE (COPE, Adapt, Interview session (Individual) Anxiety, depression, and stress scale

Survive: Life after cAncEr)
(Wakefield et al., 2015)
Australia

Original language: English

Module 1. “What just happened to us?” (Group)

- Standardization of experience

- Behavioral Activation to increase enjoyable activities
Module 2. How has cancer changed the way | think? (Group)
- Psychoeducation on useless thought styles

- Normalize the existence of post-cancer concerns

- Challenge of ineffective styles of thought

Module 3. “Out of your head and back into life” (Group)

- Discussion and normalization of highly stressful concerns
about cancer

- Mindfulness and acceptance strategies

- Practice solving problems with logical problems

- Discussion of useless thoughts

Module 4. "Looking forward" (Group)

- Normalize changes in interpersonal relationships

- Problem solving strategies to develop better relationships

- Assertiveness, communication skills

Relapse prevention session (Individual)

- Identify challenging situations and review coping skills

(short version)

Questionnaire on fear of recurrence (fami-
ly) (first five questions)

Family communication

ENGAGE
(Internet-administered, cog-
nitive-behavioral, self-help-
based intervention)
(Woodford et al., 2018)

Sweden

Original language: Swedish

Module 1. “What have | experienced and where am | heading”?
- Psychoeducation on the experiences of parents after cancer
- Identify challenging situations and establish objectives

Module 2. “Who takes care of me?”

- Introduction to functional analysis
- Psychoeducation in self-compassion

Module 3. “Am | really here?”

- Psychoeducation on emotions, acceptance, and mindfulness

Module 4. “Painful experiences”

- Psychoeducation about painful memories and coping with fear
of recurrence

- Debate on useless thoughts

Module 5. “Looking inwards”

- Exposure to experiential avoidance

Module 6. “The worst I've ever experienced”

- Psychoeducation about painful emotions and memories

- Continue practicing mindfulness and adding written expression

Module 7. “Back to life”

- Review goals and identify challenging situations

- Behavioral activation and continue exposure exercises

Module 8. "Be kind to yourself"

- Psychoeducation in behavioral activation and self-compassion
continues

- Practice these strategies

Module 9. “Becoming your own therapist”

- Psychoeducation about being our own therapist

Module 10. “Where have | been and where am | heading now?”
- Review of the intervention program, maintenance strategies

DSM 5 checklist for post-traumatic stress
Patient questionnaire for symptoms of
depression

Generalized anxiety disorder (seven
items)

Questionnaire of 5 questions with answers
on a Likert scale from very frequent to not
at all, for fear of recurrence

Acceptance and action questionnaire (six
items for psychological inflexibility and
experiential avoidance)

Behavioral activation scale for depression
Fatigue severity scale

Self-compassion scale (short version)
EuroQoL questionnaire, for quality of life

Note: Clinical characteristics of the interventions described in the review were included.

that research efforts in this area are still limited. Key re-
search areas include the development and rigorous psycho-
metric evaluation (DeVellis, 2017; Furr, 2018; ITC, 2013;
Nunally & Bernstein, 1994) of the measures specifically
designed to assess FCR in IPC of CCS. Nowadays, this
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construct could be evaluated through proxy instruments,
structured interviews, checklists, and distress thermometers
(Mitchell, 2007). Therefore, efforts to develop or adapt and
evaluate instruments measuring FRC in IPC of CCS in a
comprehensive, including its particular affective, behavior-
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al, and cognitive components; (Fardell et al., 2016; Lebel
et al., 2014) and culturally relevant way (Reyes-Lagunes &
Garcia-Barragan, 2008) are warranted.

Another major research agenda is required for the de-
velopment and evaluation of intervention programs specif-
ically designed for IPC of CCS. Although valuable recom-
mendations for FCR management exist (Chen et al., 2018;
Butow et al., 2018), they have only been evaluated among
IPC of adult cancer survivors. The effect of interventions
specifically designed for IPC of CCS on FCR has not been
directly evaluated but it is assumed to be significant given
their impact on related variables (such as anxiety, depres-
sion, post-traumatic stress, and quality of life; Simard et al.,
2013; Simonelli et al., 2017). FCR has specific character-
istics that should be addressed (such as hypervigilance of
symptoms, constant rumination about the possibility of can-
cer recurrence, the fact that there is a real possibility that the
cancer will return and that it can produce significant health
consequences and avoidant behaviors such as dropping out
of medical surveillance; Simard et al., 2013).

The two interventions specifically designed for IPC
of CCS are CASCAdE (Wakefield et al., 2015) and EN-
GAGE (Woodford et al., 2018). Both include intervention
strategies based on third-generation cognitive behavioral
models, particularly Acceptance and Commitment Thera-
py (ACT) and mindfulness, for which evidence exists on
patients with chronic diseases (Kuba & WeiBflog, 2017),
and adult cancer survivors (Sharpe et al., 2019). ACT could
be used as a transdiagnostic intervention model to promote
adaptation to various life challenges through psychologi-
cal flexibility (rather than engaging in counterproductive
attempts to eliminate or repress undesirable experiences;
Hayes, Strosahl, & Wilson, 2015). In theory, FCR could be
managed from this perspective (Simonelli et al., 2017), as
well as among IPC of CCS. However, the current level of
evidence is based on feasibility and acceptability studies,
and further research of the field is required to corroborate
these hypotheses.

Interestingly, both CASCAJE and ENGAGE are on-
line interventions that have demonstrated acceptability
(Seitz, Knaevelsrud, Duran, Waadt, & Goldbeck, 2014)
and could democratize access to psychological interven-
tions among populations that have reduced their visits to
healthcare centers because of their status (as IPC of cancer
survivors). This could be particularly important in contexts
characterized by scarce mental health human resources and
large territories, such as Mexico and other Latin American
countries where a significant increase in CCS is anticipated
(Shalkow, 2017) and populations are particularly vulner-
able to develop psychological problems (Montero, 2013;
Koyanagi et al., 2018), including FCR (Simard et al., 2013;
Simonelli et al., 2017).

However, online implementation, as suggested by the
results of this review, may be a limitation due to the so-
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cio-economic characteristics of the region, where not all
IPC have access to a device with internet. In the particular
case of Mexico, according to the National Institute of Sta-
tistics and Geography (Instituto Nacional de Estadistica y
Geografia [INEGI], 2020), only around half of the house-
holds have an internet connection (56.4%). Telephone or
face-to-face interventions could be considered so that IPC
living in areas distant or close to mental health centers have
access to this type of program. Hopefully, initial regional
efforts to implement and evaluate psychological treatments
for breast cancer survivors (Altuve, 2020) could promote
interest, investment, and advances in IPC of CCS psycho-
logical treatment, as has been reported in international sci-
entific literature.

As a narrative review, the limitations of this study in-
clude the biases imposed by the methodological and clinical
training of the authors, which lead to preformed opinions
that influence the evaluations and judgments of the stud-
ies described (Manterola, Astudillo, Arias, Claros, & Grupo
MINCIR, 2013). However, the use of a systematic search in
an objective, rigorous, and meticulous way has allowed us
to conclude that there is a clear need for further scientific
efforts in the field, particularly to ensure the proper iden-
tification and management of FCR among IPC of CCS as
routine clinical practice.
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