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Abstract. - We present a woman with a
three-year history of severe chronic urticaria
and recurrent vulvo-vaginal Candidiasis in the
setting of seasonal allergic rhinitis. Her past
medical history was significant only for Bell’s
palsy in her childhood. Her review of systems
was otherwise negative (specifically: no history
of diarrhea, weight loss, malabsorption, anemia,
nor eczema). Extensive testing revealed season-
al sensitivities to outdoor allergens and celiac
disease. Repeating the evaluation six months
after initiating a wheat-free diet, her vulvo-vagi-
nal symptoms resolved.
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Case Report

A 45-year-old woman presented with severe
chronic urticaria for three years with regular re-
lapses associated with seasonal exacerbations of
allergic rhinitis during spring and late summer.
Allergic rhinitis and mild reactive airway disease
with exercise-induced bronchospasm had been
present since childhood, but until the year before,
her evaluation had never led her to seek special
treatment. Over-the-counter antihistamines and
H,-receptor blockers were prescribed by an al-
lergist with incomplete symptom resolution six
months prior to presentation to our institution.
Her history included recurrent vulvo-vaginal
Candidiasis, which manifested with discharge,
itching, pain, and dyspareunia with parallel in-
creasing severity and frequency of symptoms.
Fissures involving the perianal and intergluteal
area complicated the clinical course over the
months preceding evaluation. Fluconazole had
been used on several occasions and was noted to
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improve pruritus during spring and summer re-
currences of urticaria. Vulvar irritation proved
responsive to oral hydroxyzine. Topical treatment
included nystatin, steroids, and tacrolimus with-
out noticeable improvement. Past medical history
was significant for Bell’s palsy in her childhood.
There was no history of chronic diarrhea, weight
loss, malabsorption, or anemia. There was no his-
tory of dermatitis herpetiformis or eczema.
Intradermal skin testing demonstrated sea-
sonal sensitivities to outdoor allergens, mostly
ragweed, local tree, and grass pollen. Lesser
degree skin reactivities were obtained for var-
ious molds. Airborne allergen immunotherapy
was initiated based on the previously reported
association of airborne allergen sensitivity com-
pounding certain types of chronic vaginitis'. Ce-
liac disease markers were ordered because of the
characteristic development of fissures. Serum
tissue transglutaminase IgA was present at 62 U/
mL (negative < 7; positive > 10 U/mL). Antiglia-
din IgA was 18 U/mL (negative < 7; positive >10
U/mL). Antigliadin IgG was 21 U/mL (negative
< 7, positive >10 U/mL). With the combination
of three positive markers the likelihood of celiac
disease was assessed as very high. Subsequent
duodenal biopsy confirmed the diagnosis by
demonstrating typical villous atrophy, inflam-
matory cell infiltration, and crypt hyperplasia.
Other incidental findings included positive IgE
for kiwi and pineapple. These findings were con-
sistent with the patient’s history of oral-pharyn-
geal symptoms upon exposure and were assessed
as possible early developing latex sensitization,
although there were no risk factors for latex sen-
sitization and no symptoms associated with latex
exposure. Following diagnosis, the patient was
placed on a strict wheat-free diet. She was also
advised to avoid fruits known to cross-react with
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latex and avoid latex products in general. At her
six-month follow-up visit, the lower genital tract
symptoms had completely resolved. Serum tis-
sue transglutaminase IgA and IgG declined to
negative values. A mild production of serum
wheat-specific IgE and IgG, which had been de-
tected on presentation, was also suppressed on
wheat-free diet. Repeat duodenal biopsy also
normalized following the wheat-free diet.

Discussion

We report celiac disease presenting with recur-
rent vulvo-vaginal Candidiasis with discharge,
itching, pain, and dyspareunia and absence of
clinical evidence of chronic malabsorption. While
not initially recognized, it is likely that the vulvar
manifestations described represented dermati-
tis herpetiformis altered by mechanical changes
from scratching. Development of fissures was the
cardinal finding which led to serum testing for ce-
liac disease in this case. Skin lesions healed with-
out any folate or iron supplementation as a result
of a wheat-free diet. This case emphasizes the
pleiotropic manifestations of celiac disease which
may be overlooked and lead to diagnostic delay.
Specifically, symptoms contributing to chronic
vulvo-vaginitis are often attributed to recurrent
yeast infections rather than investigated for the
underlying etiology. Celiac disease is character-
ized by malabsorption with associated gastroin-
testinal symptoms. However, cutaneous findings
may include dermatitis herpetiformis or subtle
mucocutaneous manifestations with or without
gastrointestinal symptoms?. Dermatitis herpeti-
formis is an uncommon disorder that most fre-
quently occurs in the fourth or fifth decade of life
and classically presents as a non-specific intense-
ly pruritic skin eruption; commonly associated
with excoriations (secondary to scratching)®*. Le-
sions are most commonly reported on the elbows,
dorsal forearms, knees, scalp, back and buttocks,
and typically spare the face and groin*. A high
index of suspicion with careful evaluation may
be necessary for diagnosis, especially when the
primary lesion is obscured by excoriations from
scratching. Laboratory studies’ including tissue
pathology, direct immunofluorescence, and serol-
ogy may be useful for the diagnosis.

Seasonal allergic rhinitis is present in some
patients with chronic vulvo-vaginitis, and when
treated can modify inflammatory responses at
vaginal mucosal level as well as in the afferent

conduction of pain and/or itching¢. The clinical
course of the patient’s atopy, characterized by
appearance and gradual worsening of allergic
symptoms late in life, may be directly related to
the mild character of her underlying celiac dis-
ease pathology. Celiac disease often co-exists
with allergies, including wheat allergy, as is also
evidenced by positive serological findings in this
case. The development of unusually severe sea-
sonal exacerbations of urticaria with progressive
worsening was an indicator of an underlying spe-
cific immune disorder, which in this case turned
out to be celiac disease.

This report shows that allergic responses to air-
borne or food allergens compounding the course
of chronic vulvo-vaginal disease may themselves
be part of a broader immune aberration. A possi-
ble explanation for the patient’s combination of
progressing chronic urticaria, allergic rhinitis, and
vulvo-vaginitis may be the loss of T-cell regulatory
function as a long-term sequela of advancing celiac
disease since celiac disease is known to induce a sta-
tus of impaired immunity and is a recognized cause
of functional hyposplenism’. In her case, onset of se-
vere urticaria, seasonal allergic rhinitis, and chron-
ic vulvo-vaginitis in the fifth decade of life may be
due to the mild phenotype of celiac disease with
delayed loss of regulatory activity. Preservation of
T-cell regulation is presumed to have kept seasonal
allergies and mucosal vaginal inflammation under
control for years until a critical point of immune reg-
ulatory impairment was eventually reached.

Conclusions

Celiac disease may present with non-classic
signs of latent systemic manifestations rather
than gastrointestinal symptoms, and its diagno-
sis requires a high index of suspicion for optimal
treatment.
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