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Abstract: A postal survey was sent to close relatives of Swedish patients with ALS and progressive MS to assess preparatory
grief according to the Anticipatory Grief Scale (AGS), together with age, relationship, duration of the illnesses, perceived
quality of care, present need of care, caregiver burden, and need of support. The relatives in the two illness groups generally
responded in similar ways on the AGS, e.g. reporting closeness, preoccupation, tearfulness, and feelings of injustice regarding
the illness. More MS relatives agreed on being irritable and wondering about life without the disease; they reported increased
competence, but less ability to move ahead with life. The relatives’ need to talk to somebody outside the family and the
hospital staff was more frequently reported by the MS relatives than by the ALS relatives. Overall, the need to talk correlated
to feelings of loneliness, longing, tearfulness, loss of interest in daily activities, worries for the future, irritability and sleeping
problems. However, surprisingly many of the ALS and MS relatives reported planning for the future and had discovered new
personal resources after the diagnose, possibly indicating an overweight of responders adjusted to the situation and therefore

expressing less sorrow.
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1. Introduction

Caregiver burden among primary caregivers of seriously
ill patients with ALS (amyotrophic lateral sclerosis) and MS
(multiple sclerosis) is a complex construct mostly involving
the caregiver’s emotional and physical health and social life
(O’Doherty et al 2010). The quality of life and the
management of chronic sorrow in families of ALS and MS
patients are increasingly discussed in terms of psychosocial
stress, anxiety, depression and a pervasive sadness that can
be permanent, periodic, and progressive in nature
(Hainsworth 1995; Bolmsjé & Hermerén 2001; Trail et al
2004; Isaksson & Ahlstrom 2008; Vignola et al 2008; Olsson
et al 2011; Pagnini 2013; Lillo et al 2013; Tramonti et al
2014).

1.1. ALS

Amyotrophic lateral sclerosis (ALS) is a rapidly
progressive, invariably fatal neurodegenerative disease that
attacks the nerve cells responsible for controlling voluntary
muscles. It has a strong impact on the lives of the affected
people and their close relatives, who have to tackle the

demanding duties of caring for and assisting them.
Neurobehavioral symptoms are common among ALS patients
and are found to have a profound negative impact on
caregivers' psychological status facing a loved one suffer
from a disease with a progressive and rapid course that, so far,
cannot be stopped or reversed (Chio et al 2010; Pagnini
2013).

Often, close relatives take on the carers’ duties, a burden
mostly involving physical, psychological and social life
changes. Low mood, anxiety, fear, and despair make the
carers see their lives in terms of before or after the disease.
Although the diagnosis is frightening, a tendency toward
increasing levels of cohesion and adaptability may occur.
Coping strategies, satisfaction with care-giving, and patient
disease severity are said to play an essential role for the
carers’ quality of life, as also support offered by counseling
groups and a well-equipped hospital staff. Caregivers’ well
being may also depend on disease progression, premorbid
characteristics (e.g., personality or demographics), or
idiosyncratic effects (e.g., life events unrelated to the disease),
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and also differ for patients and caregivers (Trail et al 2004;
Roach et al 2009).

Compared with MS, ALS is a more uncommon disease
with a relative short survival (Liao & Arnold 2007). As carers
in both groups are feeling uncertainty facing an unpredictable
future, one can find an increasing number of studies on
sorrow, depression and chronic grief (Ohman & Séderberg
2003; Gauthier et al 2005; Vignola et al 2008; Rabkin et al
2009; Pagnini et al 2010; Olsson et al 2011; Lillo et al 2012;
Pagnini et al 2012; Trail et al 2013; Chen et al 2015).

1.2. MS

Multiple sclerosis (MS) is an immune-mediated
inflammatory disorder of the central nervous system (CNS)
that is both chronic and debilitating (National Multiple
Sclerosis Society; Definition of MS). Symptom presentation
and severity can vary widely, but the majority of patients
with MS will develop neurological disability and cognitive
dysfunction over time. Whereas ALS is a relentlessly
progressive and rapidly fatal condition, MS is a chronic
condition generally progressing slowly and with occasionally
remissions over a period of many years.

The disability associated with MS not only has an impact
the patient’s quality of life, but is also linked to their
caregivers and families and society as a whole (Campbell et
al 2014). The cause of MS is currently unknown, but
immediate family history, low blood levels of vitamin D, and
cigarette smoking, among other factors, appear to increase
the risk of developing MS (Maroney & Hunter 2014). MS
afflicts many people who have their most productive years
ahead. Furthermore, the economic burden associated with
MS can be considerable, especially when taking into account
both direct costs (e.g. MS-specific healthcare) and indirect
costs (e.g. lost ability to work) (Buhse 2008; Brandes et al
2010). MS can be disabling as early as 6 years after diagnosis,
with permanent disability often occurring within 10 years
after diagnosis if not properly treated (Brandes et al 2010).

MS impacts the health-related quality of life (HRQL) in
partners, but further knowledge on the longitudinal
perspective is needed (Figved et al 2007). Caregivers of
patients with MS experience high levels of distress and
reduced quality of life. They are usually burdened with a
wide range of caregiving tasks, which may result in damages
of daily life and their quality of life (Ertekin et al 2014).

As lowered QL, increased sadness, anxiety, sorrow,
depression and grief reactions are frequently reported by
families of ALS and MS patients (Liedstrom et al 2008;
Isaksson & Ahlstrom 2008; Olsson et al 2011; Lillo et al
2012), we got interested in measuring the anticipatory grief
according to a scale, which could be suited for this purpose.
The Anticipatory Grief Scale (AGS) has been applied in
assessments of grief reactions in relation to other diseases
(Theut et al 1991; Marwit & Meuser 2002; Marwit& Meuser
2005; Liu & Lai 2006; Holley & Mast 2009; Johansson et al
2012; Fowler et al 2012; Johansson et al 2013; Johansson &
Grimby 2014), however, not to ALS and MS.

2. Aim and Method
2.1. Aim

The purpose of this study was to describe the outcome of
AGS measurement among close relatives to persons suffering
from ALS and MS, and to relate it to others’ and our own
studies on preparatory grief at severe illness (Figved et al
2007; Alshubaili et al 2007; Buhse 2008; Isaksson &
Ahlstrom 2008; Johansson & Grimby 2012; Johansson et al
2013; Johansson et al 2014; Labiano-Fontcuberta et al 2014).

2.2. Data Collection and Participants

Caregivers of patients with ALS and MS were invited to
participate in a survey about anticipatory grief Dby
advertisements in the Swedish Neuro Association’s magazine
Reflex during 2014. The magazine is released six times a year.
The caregivers were asked to respond to the project leader
(A.G) by mail or letter to receive a questionnaire, and to
return it without their name, thereby keeping their identities
anonymous.

The Anticipatory Grief Scale (AGS) (Theut et al 1991) is a
27-item self-administered questionnaire assessing reactions
to and coping with expected death and can be completed in
10 to 15 minutes. The responses range from “Strongly
disagree”, “Disagree”, “Somewhat agree, “Agree”, and
“Strongly agree”. In the data analyzes, the answers were
dichotomized into two steps “Agree” and “Disagree”. The
AGS scale represents the major domains cited in the
literature on grief. It was intended for relatives of persons
diagnosed with dementia, but the wording could be changed
to other disease diagnosis, for example dementia, cancer, and
Parkinson’s disease (Theut et al 1991; Marwit & Meuser
2002; Johansson & Grimby 2012; Johansson et al 2013;
Johansson & Grimby 2014). The internal consistency of AGS
using Cronbach alpha, the alpha level for the scale has been
shown to be good at .84. The advantage of using the AGS is
that clinicians, social workers, and counselors can identify
the problems an individual may be experiencing before the
death of the relatives, and that proper interventions can take
place to avert long-term negative outcomes after the death.

Among the background variables were relationship
(Spouse, Cohabitant, Sibling, Child, or Other), age of the
respondent and the relative with ALS or MS, the duration of
the disease (in the analyzes divided into 1-4 yrs, 5-9 yrs, 10-
14 yrs, 15-19 yrs and >20 yrs), the respondents’ perceived
quality of the present care of the relative (Very good, Good,
Not so good, Rather bad, and Bad), the perceptions of the
present daily health care need of the ALS and MS patient
(Very extensive, Extensive, Not so extensive, Rather little,
and Little). The estimations made by the respondents about
their experience of caregiver burden ranged from Not actual
(as the patient doesn’t live at home), Very heavy, Heavy,
Rather heavy, Rather easy, and Easy). Also the respondents’
need to talk to somebody (outside the family and the hospital
staff) was assessed (I already have someone to talk to; Not
actual as I already have someone to talk to; No, I don’t need
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to talk; and Yes, I need to talk). In the data analyzes, the
responses at the separate items of the AGS (I strongly
disagree, I disagree, I somewhat agree, I agree, I strongly
agree) were dichotomized (I agree and I don’t agree).

2.3. Statistics

Comparisons between characteristics of the 2 diagnostic
groups were done with Fisher exact test. P < 0.05 was
defined as statistically significant.

2.4. Ethics

All participants were informed about the purpose of the
research, could freely ignore the questionnaire mailed by
leader, did not write their name on any answer, were nor
coded in any way on the envelope, and were therefore
ensured anonymity also in the published work. The study is a
part of the longitudinal Grief Project at Sahlgrenska
University Hospital that has been approved by the Ethical
Committee of the University of Gothenburg (Dnr 253-95).

3. Results

Totally 103 relatives of ALS and MS patients accepted the
invitation to participate in this postal survey evaluating

The overall mean age of the ALS and MS patients was
59.4 yrs, median 61.0 yrs, SD 11.2 yrs. The mean age of the
ALS patients was 61.4 yrs, median 61.5 yrs, SD 11.1 yrs. The
mean age of the MS patients was 57.8 yrs, median 61.0 yrs,
SD 11.2 yrs.

The overall mean age of the ALS and MS caregivers was
58.7 yrs (SD=12.1 yrs, median 61.0 yrs). Ten per cent was
younger than 40 yrs of age, 54% was aged 40-65 yrs, and
36% over age 65 yrs (difference p=0.0165). The age
difference between the relatives of the ALS and MS patients
was not significant.

In terms of relationship to the patient, 61% (n=53) were
spouses or partners, 16% (n=14) was offspring, siblings 8%
(n=7), 14% (n=12) were parents, and 3% (n=3) were other
relatives. Ten per cent were under 40 yrs, 54% were between
40-65 yrs, and 36% were over 65 yrs.

Reports on the duration of the ALS and MS illnesses
differed significantly (p=0.0001). The average ALS duration
was 9.4 yrs, median 3.0 yrs, SD 10.4 yrs, and the average MS
duration 18.0 yrs, median 15.0 yrs, SD 9.2 yrs. Table 1
presents the data and a graph (Figure 1) according to
percentages regarding the intervals of years.

Table 1. Reports on the duration of the ALS and MS illnesses in the studly.

Years of duration

anticipatory grief according to AGS. The caregivers who Disease
. . . N 1-4 5-9 10-14 15-19 20 -
agreed to participate and returned the questionnaire were 99 -
(96%). Of them, 5 did not continue the study, some were ALS % 290 77 77 > 203
h 7 > Y, MS % 0.0 12.2 30.6 14.3 42.9
invalid (n=3) and some were returned blank (n=2). Data from
the ALS and MS caregivers of totally 89 patients (86%) was
found valid for statistical purposes.
Per cent

70

60

50

40 |

ALS
30 +—
= MS
20
; = B
0 | - .
1-4 5-9 10-14 15-19 20-
Years

Figure 1. Diagram of the reports (%) on the duration (vears) of the ALS and MS illnesses in the study.

3.1. AGS Reports

Significant differences between the respondents in the

ALS and MS groups existed for 4 items of the AGS (Table 2):

I seem to be more irritable since the diagnosis was made for
my relative (more in the MS group, p=0.01786), I wonder
what my life would be like if my relative had not been

diagnosed with ALS or MS (more in the MS group,
p=0.00807), I am able to move ahead with my life (more in
the ALS group, p=0.01292), and I feel more competent since
my relative was diagnosed with ALS or MS (more in the MS
group, p=0.00350).

Very negative but also less or moderately negative AGS
reports were found among the relatives of the ALS and MS
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patients. Preoccupation with and tearfulness when thinking of
the course of the illness, missing past times, the loss of
togetherness and feelings of injustice due to the illness were
frequent negative reactions and thoughts. Positively, however,
almost all relatives reported that they felt close to the ill
person, many had adjusted to the illness, had personal
resources to cope with the future, were able to move ahead
with their lives, and were planning for the future. Many
stated that they had a need to talk to others about the illness,
felt alone, and daydreamed about life before the illness.

However, half of the respondents stated that they were
functioning about as well as before the relative was
diagnosed with ALS or MS. Rather many (about one of four)
felt angry about the situation, found it hard to accept the
diagnose (ALS 42% and MS 29%), and had sleeping
problems, but about equally many had discovered new
personal resources after the diagnose. Few felt detached from
the ill person, avoided other people since the diagnose, and
felt uninterested in daily news. Few relatives blamed
themselves for the illness.

Table 2. Results on the Anticipatory Grief Scale (AGS) of 39 relatives of persons with ALS and 50 relatives of persons with MS.

Agree (%)

Relatives of persons with

ALS MS
1. I daydream about how life with my relative was before the diagnosis of illness was made. 54 47
2. 1 feel close to my relative who has ALS or MS. 100 96
3. I seem to be more irritable since the diagnosis was made for my relative. 16 41*
4. I am preoccupied with thoughts about my relative and his or her illness. 68 69
5. IT'have discovered new personal resources since my relative’s illness was diagnosed. 26 31
6. I very much miss my relative the way he or she used to be. 67 71
7. 1seem to be more irritable since the diagnosis was made for my relative. 26 42
8. I am able to move ahead with my life. 82 56*
9. I blame myself for my relative’s illness. 3 4
10. I find it hard to concentrate on my work since the diagnosis was made for my relative. 21 18
11. I have the personal resources to help me cope with my relative and his or her illness. 81 78
12. I have periods of tearfulness as I think about the course of my relative’s illness. 80 63
13. I feel detached from my relative. 13 14
14. I feel a need to talk to others regarding my relative’s illness. 40 60
15. I feel it is unfair that my relative has ALS or MS. 74 74
16. I find it hard to sleep since the diagnosis was made for my relative. 28 20
17. No one will ever take the place of my relative in my life. 76 58
18. I avoid some people since my relative was diagnosed with ALS or MS. 8 12
19. I feel I have adjusted to my relative’s illness. 90 94
20. Since my relative was diagnosed with ALS or MS, I find it more difficult to get along with certain people. 10 12
21. I wonder what my life would be like if my relative had not been diagnosed with ALS or MS. 44 74**
22. 1 feel more competent since my relative was diagnosed with ALS or MS. 19 50**
23. 1 get angry when I think about my relative having ALS or MS. 27 25
24. Since the diagnosis was made for my relative, I don’t feel interested in keeping up with the day-to-day activities (TV, 3 12
newspapers, and friends).
25. 1 am unable to accept the fact that my relative has a diagnosis of ALS or MS. 42 29
26. I am now functioning about as well as before my relative was diagnosed. 62 52
27.1am planning for the future. 68 67

* Refers to p<0.05, ** refers to p>0.01, significant difference between the two study groups

3.2. Correlations

Totally 49% of the ALS and MS relatives experienced the
caregiver burden as heavy, 21% as rather heavy and 31% as
easy. These differences were not significant, nor were the
differences when dividing the relatives into spouses and
others. The various categories of relatives (spouse, parent,
sibling, child, and other) were not significantly related to the
experience of caregiver burden, nor to the perceived quality
of care.

The relatives of the ALS and MS groups reported the
experience of caregiver burden in similar ways. The reports
on high burden seemed to increase with age of the
respondents, however not significantly. Neither did the
reports on the number of years suffering from the disease
correlate with caregiver burden. The perceived quality of the
present care of the relative was also similar, as the

perceptions of the present daily health care need of the ALS
and MS patients.

The experience of caregiver burden was not related to the
relatives’ age or illness category (ALS or MS). When the
caregiver burden was assessed to be heavy, the burden
seemed to increase (not significantly) from under forty to the
years over sixty-five.

The relatives’ need to talk to somebody outside the family
and the hospital staff was more reported by the relatives of
the MS’ than the ALS’ patients (58% and 39% respectively,
p=0.0522). “T already have someone to talk to” was reported
by 36% of the ALS, compared to 20% of the MS relatives’
group (ns). No, I don’t need to talk was reported by 26%
ALS and 22% MS relatives (ns).

Reports on “I need to talk to someone outside the family
and the ward staff “ was related with several of the AGS
items. These were: I daydream about how life with my



129 Agneta Grimby ef al.: Anticipatory Grief Among Close Relatives of Patients with ALS and MS

relative was before the diagnosis of illness was made
(p=0.0080); I seem to be more irritable since the diagnosis
was made for my relative (p=0.0005); T very much miss my
relative the way he or she used to be (p=0.0259); I have felt
very much alone since the diagnosis was made for my
relative (p=0.0001); I am able to move ahead with my life
(p=0.0021); T have periods of tearfulness as I think about the
course of my relative’s illness (p=0.0416); I feel a need to
talk to others regarding my relative’s illness (p=0.0030); I
find it hard to sleep since the diagnosis was made for my
relative (p=0.0014), and Since the diagnosis was made for
my relative, I don’t feel interested in keeping up with the
day-to-day activities (p=0.0439).

The total number of AGS items of negative
character/”worse adjustment” was larger among those who
acknowledged the AGS item I feel a need to talk to others
regarding my relative’s illness. This item was related to some
other AGS items: I daydream about how life with my relative
was before the diagnosis of illness was made (p=0.0442), 1
seem to be more irritable since the diagnosis was made for
my relative (p=0.0045), and I get angry when I think about
my relative having ALS or MS (p=0.0283).

The reports on Quality of care were not significantly
related to the AGS items of negative character/”worse
adjustment”, or to the Experience of caregiver burden.

Among the AGS items related to “better adjustment” were:
I am planning for the future (p=0.0043), and I have
discovered new personal resources since my relative’s illness
was diagnosed (p=0.0063).

4. Discussion

The postal survey among relatives of eighty-nine Swedish
patients suffering from ALS and progressive MS showed an
overall distress by the situation. The Anticipatory Grief Scale
(AGS) with items to a larger part of emotional character has
been used in several other studies to measure preparatory
grief reactions among family members of patients with fatal
diseases (Theut et al 1991; Liu & Lai 2006; Johansson &
Grimby 2012; Johansson et al 2013; Johansson & Grimby
2014). Preoccupation with the ill relative, worries over the
past and the future, the experiences of caregiver burden,
sadness, loneliness, acceptance of the situation and a need to
talk about the situation were present also in this study.

Compared to other studies on the ALS and MS diseases
(Millul et al 2005; Czaplinski et al 2006; Kingwell et al 2013;
Wolf et al 2014; Stellman et al 2014; McKay et al 2015), the
duration of the both illnesses seemed more extensive than
usual. Half of the relatives reported a heavy caregiver burden
regardless their age or the relative’s illness. Other studies on
caregiver burden have more in detail assessed psychosocial
factors as well as physical, economical and gender ones (Trail
et al 2004; Confavreux & Vucusic 2006; Buhse 2008; Montel
et al 2012; Pike et al 2012). We wanted the questionnaire to be
convenient and not dispatched by the responders of that reason,
which might be a limitation to the study.

The possibilities to have someone to talk to about the

illness situation seemed frequent and urgent in both groups of
relatives. Surprisingly, the MS relatives seemed to have a
more eager need to talk to someone outside the family and
hospital staff than the ALS. Among possible explanations
may be that ALS families in Sweden could be offered earlier
and better support opportunities by both hospital and
community. (The reason and the subject of this need were,
however, not investigated in this study. If there would be
medical or practical problems to discuss, the staff at the
hospital would be preferred). The finding could also be an
effect of limitations in the number of responders and the
place of living being from various parts of Sweden. Some
mails and letters to the project leader (A.G.) told stories
exposing great sorrow, anxiety and despair. Anyhow, a
recommended question to be asked at the time of diagnosis
would be, if the relatives have an unmet need to talk - inside
or outside the hospital - both at MS and ALS.

Grief and depression support is demonstrated to be
efficient and preventive regarding relatives’ maladjustment
and excessive sorrow in both ALS and MS, the earlier the
better, and preferably on both individual bases and together
in pairs and involved in the planning of care (Olsson et al
2011; Gottberg et al 2014), and especially when the carer is
stressed by e.g. behavioral changes and physical disability in
ALS (Lillo et al 2012).

It has been demonstrated that if problem behaviour exists,
carers participate more often in support groups, preferably as
soon as possible to decrease the burden of the carer (Bolmsjo
& Hermerén 2001; Hecht et al 2003; Chio et al 2010).
Relatives’ need of someone in whom they can confide is
found in both ALS and MS, especially when mental and
physical health impacts the QL, and the sorrow might
become chronic (Figved et al 2007; Buhse 2008; Johansson
et al 2012; Alshubaili et al 2007; Isaksson & Ahlstrom 2008;
Jongen et al 2014; Labiano-Fontcuberta et al 2014).
According to Labiano-Fontcuberta and coworkers (2015)
clarification may help identify improved supportive strategies
for both caregivers and patients with MS, which also would
work well at ALS. As emotional factors and the disability of
the person with MS and ALS in fact are major predictors of
burden, psychological and social support should be
considered to reduce caregiver burden (Rivera-Navarro et al
2009).

Still, to a surprisingly large extent, the relatives of both
ALS and MS seemed to function well and to plan for the
future. As many stated that “I am able to move ahead with
my life and will have adjusted to my relative’s illness”, there
might be a bias in the selection of responders. Have the more
part of the responders only included the well adjusted, i.e.
those without depression and chronic sorrow, answered the
survey? The almost totally reported closeness to the ill
person may also suggest some bias in the selection or a
misinterpretation of this item. On the other hand, researchers
have found a tendency toward patterns of extreme family
functioning with increasing levels of cohesion and
adaptability. Increasing and extreme levels of both cohesion
and adaptability seem to be expected and even adaptive in the
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case of a progressive and impairing disease like ALS
(Tramonti et al 2014).
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