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Case Report

Angina bullosa hemorrhagica: A rare
case report in known asthmatic on
inhaled corticosteroids
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Introduction

ngina bullosa hemorrhagica (ABH)

is a benign phenomenon, usually
occurring on soft palate of middle-aged
individuals, that is, characterized by the
sudden appearance of a blood blister on the
oral mucosa in the absence of an identifiable
cause or systemic disorder. This condition
was first described in 1933 as traumatic oral
hemophlyctenosis. The term ABH was first
used by Badham in 1967." The lesions of
ABH may be indistinguishable from blood
blisters due to thrombocytopenia; however,
blood investigations and the absence of
areas of ecchymosis, epistaxis, or gingival
bleeding are helpful signs to rule it out.””!

Case Report

A 32-year-old female patient presented
with breathlessness since 3 years along with
chest tightness and seasonal variation. She
had also complaints a frequent cough, cold,
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Angina bullosa hemorrhagica (ABH) is characterized by development of acute onset of painless
solitary or multiple blood-filled vesicles or bullae in oral mucosa which are not attributed to blood
dyscrasias, vesiculobullous disorder, and systemic diseases. These lesions rupture spontaneously
to form ragged, often painless, superficial erosions that heal spontaneously within 1 week without
scarring. Trauma appears to be the most common identifiable precipitating factor. We report a case
of ABH to emphasize the importance of recognition of this relatively rare benign condition and to
differentiate it from other dermatological and systemic causes of oral blisters.

Angina bullosa hemorrhagica, blood blisters, buccal mucosa, inhaled corticosteroids, trauma

and running nose. History of wheezing
was present. On respiratory examination,
the patient had bilateral rhonchi. On
pulmonary function test, she had mild
obstruction with good bronchodilator
reversibility. Chest X-ray was normal.
Serum immunoglobulin E levels were
raised. Rest blood investigations were
normal. On the basis of clinical examination
and investigations, a diagnosis of bronchial
asthma was made. She was started oninhaled
corticosteroids (Budesonide Tran capsules
via lupihaler). After starting of 6 months
of treatment, the patient experienced
recurrent episodes of sudden appearance
of oral blood-filled blisters which were
associated with mild burning sensation.
Lesions ruptured spontaneously and healed
without scarring within a week. She was
referred to dermatologist in view of oral
blisters. She did not give a history of trauma
before lesions. She was not a known case
of systemic hypertension and diabetes. On
intraoral examination, a blood-filled blister
was present on the right buccal mucosa,
which was painless, raised, round, dark
red in color, and measured around 1 ¢m in
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diameter [Figure 1]. Blister ruptured spontaneously and
healed without scarring within a week [Figure 2]. Other
cutaneous examination was normal. All hematological
parameters including platelet count, bleeding time,
clotting time, prothrombin time, white blood cell count,
and blood sugar random were within normal limits. The
patient did not give consent for biopsy. On the basis of
the history and clinical presentation, a diagnosis of ABH
was made. No treatment was given for oral blister as the
condition is self-limiting.

Discussion

ABH is an uncommon and benign subepithelial
disorder appearing as blood blisters on the oral and
oropharyngeal mucosa with no relation with any
dermatological, hemostatic, or systemic condition.
Badham in 1967 defined these lesions with this term.!
This entity has received multiple names, such as benign
hemorrhagic bullous stomatitis, localized oral purpura,
and stomatopompholyx hemorrhagica. However, despite
all the attempts in changing its name, ABH continues as
the most commonly used term in the literature.

Conventionally, ABH is an idiopathic condition. ABH
usually affect the soft palate, but these lesions can also occur
in the anterior pillar of the fauces, epiglottis, arytenoids,
pharyngeal wall, and esophagus.”! Both middle-aged
and elderly individuals are more affected by ABH which
ruptures spontaneously and heals without scarring.

Causes that have been mentioned in the literature are
related to the minor trauma of hot and spicy foods,!"**]
dental procedures, steroid inhalers,!*” systemic diseases
such as diabetes mellitus (DM),**#' hypertension,**'!
and chronic renal failure!"'” and may be a contributing
factor in developing ABH.

Trauma is the most common cause in the development
of ABH. Mastication increases blood flow rate in soft

Figure 1: Single nontender hemorrhagic bullae over right buccal mucosa

palate via parasympathetic reflex vasodilation. Hence,
the soft palate is easily injured during mastication of
hard or crispy food and is prone to ABH.P!

Grinspan et al. postulated the contribution of an
alteration in glucose metabolism in their patients with
ABH because they found DM, a positive family history
of DM, or a sign of abnormal glucose metabolism in 44%
of their patients.”! There are reports of association of
ABH with hypertension, and chronic renal failure may
be associated with the development of ABH although
pathogenesis not yet cleared.’'?

Our case of ABH was a known asthmatic on inhaled
corticosteroids. There have been several reports of ABH
related to steroid inhalers.*”! High and Main reviewed
the occurrence of ABH in 106 inhaler users and pointed
out the association between the development of ABH and
the use of steroid-based inhaler preparations for periods
longer than 5 years.[ It is known that up to 80% of any
inhaled preparation remains within the oral cavity and
that clearance of such is slowest from the palate.” Inhaled
corticosteroids may cause skin thinning, purpura and
may also lead to formation of ABH in asthmatics using
high-dose preparations.*’!

The diagnosis of ABH essentially is clinical; however
biopsy and immunofluorescence studies may be useful
to exclude other blistering diseases. The microscopic
examination of ABH reveals a subepithelial bulla filled
with blood and an underlying mild and nonspecific
mononuclear inflammatory cell infiltrate which is
limited to the region of the lamina propria. Direct
immunofluorescence staining for IgA, IgG, IgM, and
fibrin is negative and can demonstrate equivocal staining
along the basement membrane zone for complement 3.04l
Differential diagnosis must include thrombocytopenia
pemphigus, bullous pemphigoid, bullous lichen planus,
dermatitis herpetiformis, epidermolysis bullosa, and
oral amyloidosis.

Figure 2: Healed ruptured bulla without scarring
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The lesions of ABH can be distinguished from blood
blisters due to thrombocytopenia with the help of blood
investigations and the absence of areas of ecchymosis,
epistaxis, or gingival bleeding. Vesiculobullous disorders
causing oral blisters can be differentiated from ABH by its
clinical presentation, histopathological examination, and
immunofluorescence studies. No treatment is required
for ABH because the blood blisters spontaneously
rupture and heal.

We report this case to create awareness among
chest physician as ABH is self limiting condition,
asymptomatc which can occur in patients on treatment
with inhaled steroids and heals spontaneously without
treatment.
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