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Hemorrhagic Bullous Angina: A Case Report and Review

of the Literature

Hemorajik Biillox Anjin: Bir Olgu Sunumu ve Literatiir

Taramas:

Sara Rodrigues, Marielle Albrechete, Rafael Monsanto, Azis Chagury, Fabio Lorenzetti

Department of Otolaryngology, Banco de Olhos de Sorocaba Hospital, Sorocaba, Brazil

Hemorrhagic bullous angina (HBA) is described as
the sudden onset of one or more bullous lesions in
the oral cavity, not attributable to other vesiculobul-
lous diseases, blood dyscrasias, or autoimmune and
vascular diseases. These lesions occur almost exclu-
sively in the oral cavity, particularly in the soft pal-
ate, and do not affect the masticatory mucosa. Here
we present the case of a 57-year-old male who had

Hemorajik biilloz anjin (HBA) oral kavitede, diger
veziko-biilloz hastaliklar, kan diskrazisi, otoimmiin ve
vaskiiler hastaliklarla uyumlu olmayan bir veya daha
fazla bulléz lezyonun aniden ortaya ¢itkmasi olarak
tanimlanmaktadir. Bu lezyonlar hemen hemen her
zaman oral kavitede, 6zellikle yumugak damakta orta-
ya cikarlar ve mastikatuar mukozay: etkilemezler. Bu
calismada, yumusak damaginda, kendiliginden yirti-
lan hemorajik bir buli olan elli yedi yasinda erkek bir

Introduction

Hemorrhagic bullous angina (HBA) is defined as
the sudden onset of one or more bullous lesions in
the oral cavity, not attributable to other vesiculob-
ullous diseases, blood dyscrasias, or autoimmune
and vascular diseases (1-4). Local recurrences are
frequent and usually occur at the same site as pre-
vious lesions. These lesions occur almost exclusive-
ly in the oral cavity, particularly in the soft palate,
and do not affect the masticatory mucosa (1, 2).
HBA is a rare condition, with only around 130 re-
ported cases.

Here we aim to report a case of HBA, focusing on
clinical aspects, differential diagnosis, and treat-
ment, along with a review of the literature on the
topic.

a spontaneously ruptured hemorrhagic bulging in his
soft palate diagnosed as HBA, along with discussion
of the literature. In conclusion, HBA is a rare, benign,
oral disease with low complication rates. Diagnosis is
essentially clinical, and treatment consists of local hy-
giene and prevention of oral trauma.

Keywords: Bullous lesion, oral hemorrhage, vesicu-
lobullous skin diseases

hasta HBA tanisi ile sunulurken, literatiir esliginde
tartistimaktadir. Sonug olarak HBA nadir gorilen ve
disik komplikasyon oranlarina sahip iyi seyirli oral
bir hastaliktir. Tan1 6ncelikle klinik olarak konulur ve
tedavisi lokal hijyenin saglanmasi ve oral travmanin
onlenmesini kapsar.

Anahtar Kelimeler: Biill6z lezyon, oral hemoraji, ve-
zikiilobtilloz deri hastaliklar

Case Report

This case report has been approved by the Ethics
Committee Board of our hospital, and the patient has
agreed with the publication of clinical information and
pictures, as stated in a signed informed consent form.

A 57-year-old male complained of bulging in the
soft palate, which he described as “a balloon that
filled up his mouth,” appearing 2 hours before his
visit. The lesion had increased in size within a few
seconds, and then, its volume decreased within a few
minutes. He denied oral trauma, bleeding, and dys-
pnea. The patient had diabetes mellitus and hyper-
tension. He had no history of hematological disease,
bleeding disorder, and previous surgery. He also did
not have a familial history of bleeding disorders. He

was not a smoker, and he did not consume alcohol.
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In oral cavity examination, there was a midline subepitheli-
al bullous injury located between the posterior border of the
hard palate and the uvula (Figure 1). Findings of rhinoscopy
and otoscopy were normal. The capillary blood glucose level
at presentation was 336 mg/dL and decreased to 198 mg/dL
after subcutaneous application of 6 IU of regular insulin and
intravenous administration of 250 mL of 0.9% sodium chloride
(saline solution). Findings of blood tests, including hemogram
(including platelet count), coagulation tests, and serum nitrogen,
creatinine, aspartate aminotransferase (AST), and alanine ami-
notransferase (ALT) tests, were normal.

Hemorrhagic bullous angina was suspected on the basis of the
clinical history and physical examination findings. The patient
was empirically prescribed crushed tranexamic acid (Lysteda,
Ferris Pharmaceutical; Parsippany, USA) orally (500 mg, every 8
h, for 5 days). He was also advised to avoid hot and solid, crispy
food and to prefer liquid or semisolid meals. The patient was
decided to be followed as an outpatient, and a new appointment
was scheduled after 3 days for follow-up.

The follow-up period was uneventful, and the patient was as-
ymptomatic after 3 days. Oral examination revealed a small
lesion in the soft palate mucosa without any bulging or signs
of bleeding (Figure 2). After 7 days, findings of oral cavity ex-
amination were unremarkable, and the patient was advised to
return in case of symptom recurrence.

Discussion

Hemorrhagic bullous angina lesions occur after oral trauma,
mainly after the ingestion of hot and crispy food; however,
sneezing and routine dental procedures have also been report-
ed to cause HBA (2-5). Potential factors involved include the
use of inhaled corticosteroids and arterial hypertension (1-5).
Grinspan et al. (1) have also reported a 44.4% incidence of hy-
perglycemia or diabetes in patients with HBA. Symptoms in-
clude stabbing sensation, followed by bulging in the soft palate
(4-9). The lesions often reach over 3 or 4 cm within a few min-
utes and cause the patients to seek emergency care because of a
fear of choking (9). If the lesion ruptures, the bloody content of
the lesion flows into the oral cavity; these bleedings are usual-
ly self-limited, ceasing after a few minutes (1-10). Nonetheless,
one study has reported the case of a patient who needed tra-
cheostomy due to upper airway obstruction by massive bleeding

after the rupture of HBA (9).

Histopathological examination of biopsy samples suggests that
the cleavage plane of the bullae is within the basal membrane;
however, some debris may be present on the top of the blister
(11). Previous studies demonstrated that analysis of such spec-
imens (stained with hematoxylin and eosin) does not demon-
strate epithelial atrophy; however, samples stained by silver stain
show decreased number of elastic fibers (10, 11). These data sug-
gest that a lack of support to the small blood vessels in the areas
surrounding HBA increases the chances of the development of
bleeding in case of trauma. Direct immunofluorescence of the
lesion is usually negative, although some authors have demon-
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Figure 1. Oral cavity examination showing a single subepithelial bullous
lesion lying over an adjacent area of ecchymosis on the soft palate

Figure 2. Follow-up examination demonstrating a small vesicular lesion
in the base of the uvula; the bullous lesion was absent after 3 days of the
initial symptoms
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strated the presence of inflammatory mediators such as comple-
ment component 3 (C3) and immunoglobulin G (IgG) (7-11).

Hemorrhagic bullous angina should be distinguished from other
subepithelial bullous lesions involving the oral cavity. Some possible
differential diagnoses include mucosal pemphigoid, cicatricial pem-
phigoid, oral amyloidosis, epidermolysis bullosa acquisita, erythema
multiforme, fixed drug eruption, linear IgA dermatosis, and bullous
lichen planus (12, 13). Anamnesis, clinical examination, and histo-
pathology and immunofluorescence are usually sufficient to enable
accurate diagnosis (3-10). HBA is not associated with skin lesions;
the oral lesions are hemorrhagic, do not leave any residual scarring,
and are not associated with desquamative gingivitis. In addition,
findings of histopathological and immunofluorescence analysis are
frequently unremarkable (3-10). Furthermore, findings of blood
tests (including hemogram, platelet count, and coagulation tests)
are usually normal. In contrast, the oral cavity lesions of mucosal
pemphigoid may or may not be filled with blood. In addition, they
are often associated with scarring and desquamative gingivitis (4).
'The cicatricial pemphigoid presents with a non-hemorrhagic oral
blister that leaves a visible scar; the lesions are associated with des-
quamative gingivitis and systemic mucosal involvement (includ-
ing nasal, esophageal, laryngeal, and vaginal mucosa) (4, 12, 13).
'The bullae in oral amyloidosis are small, multiple, and persistent.
Moreover, there is skin involvement and macroglossia. Diagnosis
of this entity can be made with histopathological analysis of bi-
opsy samples stained with Congo red (12). The oral lesions of the
epidermolysis bullosa are painful and do not occur without skin
involvement (10-13). Furthermore, epidermolysis bullosa is caused
by autoantibodies to Type IV collagen, and these autoantibodies
are absent in HBA (10-13). Erythema multiforme usually presents
with characteristic “target” skin lesions as well as multiple erosions
and crusts on the lips (4). Fixed drug eruption occurs after the use
of a certain medication, and the lesions evolve from erythematous
macules to edematous plaques. Later, they can develop into bullae
with crusting, which heal after a few days, leaving hyperpigmenta-
tion. Furthermore, morbilliform, scarlatiniform, or multiforme skin
lesions are common (14). Although the lesions caused by linear IgA
disease may be similar to HBA, histopathologic analysis is usual-
ly enough to perform a differential diagnosis between these two
diseases - while linear IgA disease lesions have neutrophilic infil-
trate and the basement membrane shows linear impregnation of
the basement membrane under immunofluorescence, HBA lesions
do not have inflammatory infiltrate or changes in the basement
membrane (12). Immunofluorescence of oral bullous lichen planus
biopsy samples also show linear deposits of fibrinogen along the

basement membrane zone (4).

No specific treatment for HBA is required, although large le-
sions causing respiratory distress should be incised with a scalpel
for drainage. When they rupture, the bleeding is self-limited,
however, airway patency needs to be secured. Complete remis-
sion of the lesions is expected within 10 days (1-10). It is rec-
ommended to use anti-inflammatory or antibacterial solutions
as mouthwash (2% chlortetracycline or 0.25% chlorhexidine
gluconate) 2 to 3 times a day for 3 days to prevent secondary
infection at the site of the lesion (1, 4, 10).
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We report a typical case of HBA (after excluding other possible
causes), as demonstrated with pictures showing the morpho-
logical characteristics of the lesion. Furthermore, we describe in
detail the follow-up and course of the disease. Our review of
the literature provides a more comprehensive approach to the
pathology, providing an updated basis for explaining the patho-
physiological mechanisms, possible etiologies, and diagnosis
and treatment options than those provided in previous pub-
lished studies on HBA (1-5, 7, 8,10-14).

Conclusion

Hemorrhagic bullous angina is a rare, benign, oral disease, with
low complication rates. Diagnosis is essentially clinical, and treat-
ment consists of local hygiene and the prevention of oral trauma.
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