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Abstract

Celiac disease, also known as gluten-sensitive enteropathy or non-tropical sprue, is immune related disorder of small bowel which is seen in
genetically predisposed people and is due to permanent intolerance to wheat gliadins and other cereal prolamins. CD is often associated with extra-
intestinal manifestations which includes several skin diseases like Alopecia Arerata (AA) and Acquired Hypertrichosis Lanuginosa (AHL). We hereby
are reporting two cases of Alopecia areata but in one of them it was associated with AHL which is very rare and can be the first case report in the
literature, as we were not able to search the combination of both AA and AHL in CD.
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Introduction

Celiac Disease (CD) is an immune-mediated disorder of small
bowel that is seen genetically predisposed people [1]. The high
contentof glutamine and proline in wheat, rye, oatand barley are the
major culprit for causing CD [2]. The presentation of CD with typical
gastrointestinal symptoms in the past has shifted towards atypical
symptoms in half of the cases [3]. CD is characterized by intestinal
malabsorption and intestinal villi atrophy which improves after
Gluten-Free Diet (GFD) [4]. The classic form of CD presents with
diarrhea, abdominal pain, weight loss and nutritional deficiencies,
particularly of iron, folate, calcium, and vitamin D [5]. The extra-
intestinal manifestations include anaemia [6], transaminitis [7],
osteopenia [8], neurological [9], psychiatric and affective disorders
[10-12], hyposplenism [13] and autoimmune diseases [4]. Now we
have sufficient documented evidence of involvement of skin diseases
among the extra-intestinal manifestations of CD [14,15]. Alopecia
Areata (AA) is a chronic autoimmune disease characterized by non-

scarring alopecia which presents histologically as perifollicular
lymphocyte infiltration, hinting toward immunologic aetiology
like CD, as both have organ-specific auto-antibodies [16-18],
T-lymphocyte infiltration at the site of lesion [19,20], association
with HLA genes [21,22] and possible etiologic importance of viral
co-factors [23,24]. The general prevalence of CD in population is
1in 305 [25] and of AA is 1 in 819 [26]. Corazza and co-workers
[27] found that prevalence of CD in patients with AA was 1 in 85.
The remission and recurrence can be seen in the clinical course of
AA [28], and even gluten-free diet may lead to complete regrowth
of scalp and other body hair and no further recurrence of AA at
follow-up [29-31] due to normalization of the immune response.
This study suggests that AA patients constitute a novel risk group
of celiac disease, thus screening for it should be done in all cases of
alopecia universalis [29]. The Acquired Hypertrichosis Lanuginosa
(AHL) is a rare disease and there are less than 40 cases in the
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literature [32,33]. There is rapid growth of fine, down-like hair
all over the body, occasionally associated with glossitis and loss of
taste. A lesser degree of hypertrichosis in which lanugo hair occurs
only on the face is more common. It is three times more common
in females than in males and most commonly associated with
malignancy like lymphomas, carcinoid tumours, and the Zollinger-
Ellison syndrome [34,35]. In 1988, Corazza, et al. [34] described
the only case reported in the literature of acquired hypertrichosis
lanuginosa associated with CD which confirms the paraneoplastic
features of AHL CD is associated with tumours and may even
precede clinical presentation of the tumours.

First Case Report

A thirty-five-year male old female presented with long duration
of abdominal pain, diarrhoea for last one year and thinning of hairs
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on scalp & abnormal growth of hairs on face for last six months. On
evaluation, she was diagnosed to be suffering from celiac disease.
The serum IgATTG antibodies level was raised to the tune of 152 1.U./
ml and moderate scalloping of duodenal folds was seen on upper
gastro-intestinal endoscopy and on histopathological examination,
Marsh grade 3 celiac disease was diagnosed. The general physical
examination showed thinning of hairs on scalp and Prescence
of thin lanugo type of hairs on both sides of faces. The systemic
examination including gynaecological & neurological, biochemical
labs including thyroid and blood sugar, viral screen, ultrasonogram
abdomen, computed tomography scan of brain & chest X-ray was
normal. There was no significant drug history which can lead to
AHL like oral contraceptives, steroids, phenytoin etc. Moreover, no
evidence of internal malignancy or polycystic ovarian syndrome
was pin-pointed in this case. She is on gluten free diet for last three
months and response of same is awaited (Figures 1-4).

Figure 1: Showing Alopecia and Hairs on Face.

Figure 2: Showing Hairs on Face.
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Figure 3: Showing Thinning of Scalp hairs.

Figure 4: Showing Alopecia.

Second Case Report

A ten-year male presented with short stature and alopecia for
last two years. On evaluation, he was diagnosed as celiac disease
on basis of increased serum IgATTG antibodies level of 130 1.U./
ml, severe scalloping of duodenal folds and Marsh grade 2 celiac
disease on histopathological examination. The general physical
examination revealed short stature and alopecia but rest systemic
examination, biochemical labs including thyroid profile & blood
sugar, viral screen, ultrasonogram abdomen, chest X-ray were
normal. He has been put on strict gluten restricted diet for last two
months and response is awaited.

Discussion

Acquired Hypertrichosis Lanuginosa (AHL) is a rare cutaneous
disorder usually associated with internal malignancy that consists
of the development of abnormal hair growth of the lanugo type,

often confined to the skin of the face and neck, although other areas
also may be involved. The cause of AHL is not clear, but it’s often
associated with malignancy, metabolic and endocrine disorders
and use of certain drugs. AHL can present before, with, or after the
malignancy and can act as tumour spy [34]. In women, the most
frequent malignancy associated with AHL is colorectal cancer,
followed by lung cancer and breast cancer. In men, lung cancer is
the most frequently associated malignancy, followed by colorectal
cancer [36,37].

In alopecia areata hair loss can manifest in different patterns,
most frequent being small annular or irregular lesion localized on
the scalp, being able to progress until total hair loss occurs. AA is
relatively more commonly seen than AHL in celiac diseases which
is rare but combined Prescence of both of them in same patient
is rarest. We tried our level best to review literature but were not
able to find any case report or study which documented combined
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occurrence of AA and AHL in same case. Thus, it is highly probable
that our can be the first case report in the world which has shown
that AA and AHL can occur simultaneously in a celiac disease
patient. The wide spectrum of clinical presentation with multiple
extra-intestinal manifestations, reinforces the need of awareness
among health care professionals for timely diagnosis of CD and
its associations. It leads to early diagnosis and treatment i.e. strict
gluten restriction in diet which can lead to reversal of many clinical
presentations as well as extra-intestinal manifestations.

Conclusion

Celiac disease has many associations with different systems
of human body but this is the first case report which highlights
the combined association of CD with AA and AHL Hence, it re-
emphasizes the need of screening for celiac disease in all cases of
AA and AHL.
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