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Abstract

Angina bullosa hemorrhagica is a disorder of unkno-
wn etiology characterized by the sudden onset of blood
blisters in the oral and oropharyngeal mucosa. Objec-
tive: The present study describes six cases of patients
diagnosed with ABH affecting the soft palate and ton-
gue. Lesions appeared after meals, suggesting mastica-
tion trauma as the probable causative factor. From six,
04 occurred in the soft palate and 02 in the tongue, sho-
wing firstly a bubble blood, and subsequently to its rup-
ture, the appearing of an ulcer. Final consideration: The
authors discuss diagnostic criteria, essentially based on
clinical data, as well as possible treatment approaches.
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Introduction

Angina bullosa hemorrhagica (ABH) is a rare
disorder of unknown etiology. It was first described
and characterized as the sudden onset of blisters in
the oral and oropharyngeal mucosa that cannot be
attributed to vesiculo-bullous disorders (pemphi-
gus), blood dyscrasias, autoimmune conditions or
vascular disease. ABH tends to be more frequent
in middle-aged people and in elderly, regardless of
sex!.

Discussions about the etiology of ABH remain
inconclusive, although most cases described in the
literature seem to be associated with the long-term
use of inhaled steroids?3. Other authors have attri-
buted the appearance of lesions to the consumption
of hot beverages (thermal injury) and mastication-
-related traumatic injuries’*.

The present study describes six cases of patients
diagnosed with ABH in the oral cavity and discus-
ses the characteristics and clinical evolution of le-
sions, possible complications, and adequate treat-
ment approaches, considering mastication trauma
as the main suspected etiologic agent.

Description of cases

Six cases of ABH seen at the Oral and Maxillo-
facial Surgery and Traumatology Department of the
Emergency Unit of Hospital de Pronto Socorro in
Porto Alegre, RS, Brazil, are described below. The
signs and symptoms common to all patients are

* Department of Oral and Maxillofacial Surgery, School of Dentistry, Pontificia Universidade Catélica do Rio Grande do Sul, Porto Alegre, RS, Brazil.
™ Department of Surgery and Orthopedics, School of Dentistry, Universidade Federal do Rio Grande do Sul, Porto Alegre, RS, Brazil.
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described first, followed by specific characteristics
of each case.

During clinical examination, all patients repor-
ted having suffered some type of traumatic injury
while eating, although only case no. one reported
the intake of foods known to cause trauma to the
oral mucosa, namely, meat seasoned with coarse
sea salt. Case no. 1 was also the only smoker.

None of the six patients used any type of inhaled
or systemic agents or drugs known to affect blood
coagulation (acetylsalicylic acid or blood-thinners).
Similarly, none of the patients had any underlying
conditions that could provoke systemic abnorma-
lities. Finally, it was not possible to identify any
dietary pattern, or the consumption of any solid or
liquid food, common to all cases treated.

Laboratory tests (full blood count, glucose le-
vels, prothrombin time, activated partial thrombo-

Table 1 - Demographic data, etiology, and treatment approach

plastin time, platelet count, and blood clotting time)
were within normal limits in all cases.

All blood blisters (both single- and multiple-
-lesion presentations) ruptured spontaneously and
resulted in areas of ulceration. All the four patients
with ABH affecting the soft palate developed se-
condary infection and were treated using oral amo-
xicillin 500 mg every 8 hours for 7 days. Patients
with lesions affecting the uvula and tongue did not
report major pain and did not develop secondary in-
fection.

During the medical visit, patients received de-
tailed information about the disease, with a focus
on its benign nature and course. An expectant ap-
proach was adopted in all cases (no surgical drai-
nage was performed); all lesions ruptured sponta-
neously within 6 hours after the visit.

Below we briefly describe the main complaint
and specific history of each patient (Table 1).

Skin Age | Smokin Site Dru Laboratory | Seconda
Case Sex color (ye%irs) habit i affected Cause treatm%nt tests ! infectior:y Treatment
Case 1 M w 44 Yes Soft palate Food intake No Normal Yes Antibiotic therapy
Case 2 M w 45 No  |Soft palate (uvula)| Food intake No Normal Yes Antibiotic therapy
Case 3 F W 59 No Soft palate Food intake No Normal Yes Antibiotic therapy
Case 4 M w 57 No Soft palate Food intake No Normal Yes Antibiotic therapy
Case 5 F w 29 No Tongue Food intake No Normal No -
(side)
Case 6 F w 22 No Tongue Food intake No Normal No -
(dorsum)

F = Female; M = Male; W = White.

Casen°1

A 44-year old white male patient, smoker, was
eating meat seasoned with coarse sea salt, when
two large blood blisters appeared on the soft pala-
te (Figure 1A). Figure 1B shows the ulcerated area
observed two days after the first medical visit, follo-
wing rupture of ABH.

Figure 1 - (Case 1): A) Two large blood blisters compatible with an-
gina bullosa hemorrhagica on soft palate, and B) clinical
aspect two days after the onset of lesions.

Case n° 2

A 45-year old white male patient was having co-
ffee with milk and bread with jam, when he noticed
the presence of a blood blister on the soft palate,
involving the uvula (Figure 2).
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Figure 2 - (Case 2): Angina bullosa hemorrhagica affecting soft palate
and uvula.

Case n°3

A 59-year old white female patient was having
wine and conventional (non-crispy) foods for dinner.
She then noticed the sudden onset of a blood blister
on the soft palate. A few hours later, the blister rup-
tured spontaneously and extravasated blood con-
tents. The patient experienced minor pain, followed
by ulceration of the area (Figure 3).
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Figure 3 - (Case 3): Clinical aspect of angina bullosa hemorrhagica
on soft palate after spontaneous rupture of lesion.

Case n°4

A 57-year old white male patient was having
wine and conventional (non-crispy) foods for dinner
when he noticed the onset of a blood blister on the
soft palate (Figure 4).

Figure 4 - (Case 4): Clinical aspect of angina bullosa hemorrhagica
on soft palate.

Casen°5

A 29-year old white female patient was having
non-crispy foods when she noticed the sudden onset
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of an asymptomatic blood blister on the side of her
tongue (Figure 5).

Figure 5 - (Case 5): Clinical aspect of angina bullosa hemorrhagica
on side of tongue.

Case n° 6

A 22-year old white female patient was having
non-crispy sandwich cookies, when she realized
her mouth was bleeding. While examining herself
using a mirror, she noticed the presence of blood
blisters on the tongue dorsum (Figure 6). The blis-
ters ruptured spontaneously, extravasating blood
and producing an ulcerated area.

Figure 6 - (Case 6): Clinical aspectof angina bullosa hemorrhagica
on tongue dorsum.

Discussion

Several terms have been used to refer to the su-
dden onset of blood blisters in the oral and oropha-
ryngeal mucosa. The term angina bullosa hemor-
rhagica (ABH) is currently consolidated, in spite of
its apparent inaccuracy, as most blisters affecting
the oral cavity and are not consistent with lesions
usually referred to as angina?®.

The chronic use of inhaled steroids is known to
possibly affect collagen synthesis, causing atrophy
of the mucous epithelium. The continuous use of
these medicines may alter the synthesis of colla-
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gen and reduce its total content in the mucosa. In
addition, tissue elasticity may decrease with the
maturation of these fibers. As a result, the poor
support provided by blood vessels present in the
region could explain the development of ABH even
in response to minor traumatic events®. Other au-
thors have suggested that ABH could be caused by
the use of inhaled steroids in patients with asthma
and chronic obstructive pulmonary disease. This
hypothesis is based on studies describing ABH in
patients who had used steroid inhalers for over
5 years?5. In our case series, none of the patients
used inhaled steroids or presented any clinically
relevant systemic abnormality or condition related
with their complaint.

Although the precise etiology of ABH remains
controversial, trauma during food intake seems to
be an important precipitating factor for the disor-
der. Garlic et al.” (1988) reported that excessive
mechanical forces associated with mastication or
minor thermal injuries are possible causes of ABH.
The authors’ assumption is based on the descrip-
tion of cases in which lesions appeared after den-
tal procedures, sneezing, or endoscopic trauma®*
Other authors have suggested that blisters could be
the result of a weakened junction between epithe-
lial and connective tissue, making non-keratinized
mucosa more susceptible to trauma*. This fragility
could allow minor traumatic events to interrupt the
junction between both tissue layers and produce su-
bepithelial oral blood blisters?®.

In this sense, trauma seems to be the most com-
mon precipitating factor, especially during meals,
as a result of thermal injuries to tissues or during
the intake of solid foods that may traumatize the
mucosa!l. In a previous study involving 16 pa-
tients with ABH, the authors observed one common
etiologic factor to all cases, namely, the consump-
tion of hard, crispy foods, which caused trauma to
the soft palate, according to patients!®. In our stu-
dy, trauma associated with eating also seemed to be
the triggering factor in all patients, once all repor-
ted the intake of foods immediately before the onset
of lesions, with no history of chronic use of inhaled
steroids and normal laboratory test results.

ABH usually occurs at the junction between the
hard and soft palate!®. Some authors have reported
that other oral areas characterized by non-kerati-
nized mucosa, such as the lips, side and base of the
tongue, floor of the mouth, and cheek mucosa, may
also be affected!“.

In our sample, all patients experienced a single
episode of ABH, with no report of previous occur-
rences. Similarly, during postoperative control, the-
re were no cases of lesion recurrence. The frequency
of episodes is known to vary significantly across pa-
tients, and may recur within a few days from the
first episode or after several months?'s.

ABH lesions have a sudden onset, during or
immediately after meals, and are preceded by a
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burning sensation and xerostomia. Blisters are ge-
nerally painless and rupture spontaneously within
a few hours from their appearance, releasing red
blood contents and producing erosion areas that
heal within 7 to 10 days®. In the cases here descri-
bed, all patients reported the sudden onset of le-
sions after meals. Blisters affecting the soft palate
and uvula were associated with pain and burning
sensation after rupture, differently from patients
with blisters on the tongue, which were totally
asymptomatic. All blisters in our series ruptured
spontaneously, and there was no need for surgical
drainage, as lesions were small and did not affect
patients’ dietary and respiratory functions.

The diagnosis of ABH is essentially based on
clinical data; histopathological analysis reveals the
presence of nonspecific ulcers containing a chro-
nic inflammatory infiltrate consisting primarily of
lymphocytes™16. Thus, the previous medical and
dental history of these patients should be revised
to help distinguish between ABH and other syste-
mic disorders. The assessment of hematologic and
coagulation disorders should be performed so as to
exclude the possibility of blood dyscrasia. Histopa-
thological analysis is not necessary, provided the
typical clinical pattern of lesions is observed.

Notwithstanding, when the diagnosis of ABH
cannot be determined based solely on clinical and
hematologic evaluation, then histopathological
analysis becomes necessary for the establishment
of a differential diagnosis in relation to other patho-
logies, such as erythema multiforme, bullous lichen
planus, pemphigus, and epidermolysis bullosa®.
Some authors have reported on the possible asso-
ciation between ABH and systemic disorders such
as hypertension®? and diabetes!’, although they
also point to the need for further studies aimed at
confirming such preliminary findings.

ABH treatment may include the use of anti-in-
flammatory and antibiotic agents, as well as anti-
sepsis with mouthwash containing 0.25% or 0.12%
chlorhexidine digluconate, to help relief painful
symptoms and avoid secondary infections?!%131819,
Because secondary infection of areas of ulceration
are not uncommon, it is of paramount importance
that the patient be provided with appropriate infor-
mation and adequately followed. Patients presen-
ting with lesions affecting the soft palate should be
immediately prescribed antibiotic prophylactic the-
rapy; in our study, all patients with lesions at the
soft palate developed secondary infection. In other
regions, patient follow-up will reveal whether the
use of antibiotics is needed or not.

There is a recommendation in the literature
that oral antiseptics such as chlorhexidine digluco-
nate be prescribed to all patients, as these agents
seem to have an important role in the prevention of
infections after blister rupture. Our findings appa-
rently confirm the benefit of that recommendation:
no antiseptic agent was prescribed before the clini-
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cal diagnosis of infection, and all four cases with le-
sions affecting the soft palate developed secondary
infections after rupture.

Surgical drainage is not necessary in small, lo-
calized lesions that do not functionally affect the
airways, as these lesions are likely to rupture wi-
thin some hours. Conversely, it is indicated whene-
ver large blisters are present in the palate, causing
a feeling of suffocation®!®. Pahl et al.9 (2004) have
reported a case of ABH in a 56-year old female pa-
tient who developed a rapidly growing blood blister
on the soft palate that caused oropharyngeal ai-
rway obstruction. Because of the large lesion size,
nasotracheal intubation was not feasible, and tra-
cheostomy was required to allow subsequent ABH
drainage.

Final considerations

Through this study, the authors discussed the
diagnostic criteria, essentially based on clinical
data, as well as possible treatment approaches. It
is therefore the realization of an accurate diagnosis
and determining the pathology’s beginning are es-
sential for the establishment of treatment.

Conflict of interest statement: The authors
have nothing to disclose.

Resumo

A angina bolhosa hemorragica é uma desordem de
etiologia desconhecida, caracterizada pela formagdo
aguda de bolhas de contetido sanguineo na mucosa
bucal e orofaringea. Objetivo: Neste estudo os autores
descrevem seis casos clinicos de angina bolhosa he-
morragica, localizadas no palato mole e lingua, na qual
as lesées se desenvolveram subsequentemente apos as
refeicbes, sugerindo o trauma mastigatério como pro-
vavel fator precipitante dessas lesbes. Das seis, quatro
ocorreram em palato mole e duas em lingua, apresen-
tando, primeiramente, uma bolha composta por sangue
e, posteriormente ao seu rompimento, o aparecimento
de uma dlcera. Consideragées finais: Os autores dis-
cutem o diagnéstico, que é essencialmente clinico, as-
sim como o0s métodos de tratamento dessa condicao.

Palavras-chave: Palato mole. Lingua. Hemorragia. Pa-
tologia bucal.
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