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treatment is not necessary except for reassurance and mild 
anxiololytics.
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Introduction

Angina bullosa haemorrhagica (ABH) was described in 
1967 by Badham as an alteration causing recurrent haemor-
rhagic bullae of the oropharyngeal mucosa [1].This entity 
is not limited to the pharynx but may occur anywhere in 
the entire oral cavity [2]. ABH is characterized by sudden 
appearance of hemorrhagic bulla(e) not attributable to blood 
dyscrasias, vesiculobullous disorders, systemic diseases, or 
any known causes. They either present with mild symptoms 
of pain, tingling, foreign body sensation or are asympto-
matic. The lesions heal spontaneously without scarring 
within a week’s time. It tends to occur in adults between 
the fifth and the seventh decades of life, with a mean age 
of 55.4 years [2]. The exact cause and pathogenesis are not 
clear. Trauma caused by hot drink, restorative dentistry, peri-
odontal therapy, dental procedure, shouting, diabetes and 
inhaled long-term steroids are found to have variable degree 
of association with this entity [3].

The differential diagnosis includes dermatoses that pre-
sent as mucocutaneous bullous lesions and bloodborne 
diseases (leukaemia, thrombocytopenia, von Willebrand 
disease) [3]. Although the diagnosis of ABH can be based 
on clinical examination, history, and follow-up, there is sig-
nificant variability in the diagnostic approach and manage-
ment of the disease in the literature [2]. Ordioni et al. [4] 
proposed a nine point diagnostic criteria for ABH, the com-
bination of at least six of their nine diagnostic criteria, with 
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criteria I and II being systematically present, should lead to 
the diagnosis of ABH.Treatment is not necessary in most 
cases. Nonsteroidal anti-inflammatory drugs (NSAIDs), 
antimicrobial mouth washes, and anxiolytics can be given 
in some cases for symptomatic relief. We present our case 
series of six patients with ABH.

Materials and Methods

This is an observational case series of the patients attending 
our Outpatient/Emergency Department of ENT. Patients that 
met the diagnostic criteria for ABH proposed by Ordioni 
et al. (2019) were included.The nine points in the diagnostic 
criteria of Ordioni et.al. are (I) clinically notable haemor-
rhagic bulla or erosion with a history of bleeding in the oral 
mucosa; (II) exclusively oral or oropharyngeal localization; 
(III) palatal localization; (IV) triggering event or promoting 
factor (food intake); (V) recurrent lesions; (VI) favourable 
evolution without a scar within a few days; (VII) painless 
lesion, or a tingling or burning sensation; (VIII) normal 
platelet count and coagulation test results; (IX) negative 
DIF results.

As proposed by Ordioni et.al, patients were included only 
when they met at least six of their criteria with criteria I and 
II being systematically present. No patient underwent DIF.

All relevant details of patients, including triggering fac-
tors, clinical features, and treatment, are presented.

No ethical approval was necessary for this observational 
case series.

Results and Observations

A total of six cases seen from January 2021 to January 
2023 are being reported. The details of the cases are given 
in Table 1.

The age of our patients were 65, 25, 20, 35, 55 and 
48 years. Four of them were females(67%), whereas two 
were males(33%).The chief complaint in all was reddish 
bulla(e) in the oral cavity of 1 day duration. Foreign body 
sensation, tingling sensation, mild pain /discomfort, and 
anxiety were other accompanying symptoms.

On examination, a hemorrhagic bulla were found in dif-
ferent areas of oral cavity as described in Table 1 and shown 
in Figs. 1 and 2. Five of the patients had solitary lesions, 
while one had multiple lesions. The lesions measured from 
1 to 3 cm in diameter. There was no history of similar lesions 
in past or any haematological disorder, leukemia, drug reac-
tion, diabetes, long use of inhalers, frequent epistaxis and 
gastrointestinal (GI) bleeding. Complete blood counts and 
clotting factors were normal in all patients.

A clear-cut triggering factor was seen in three 
patients(50%) in the form of appearance of bulla within 
15 min to 60 min after drinking hot tea and eating spicy 
food in the form of hot potato and traditional local 
cuisine(WAZWAN). All patients were reassured, and anxio-
lytics were given to two patients in the form of Alprazolam 
(0.5 mg) once at bedtime for 3 days.

The lesion persisted till evening of the same day in four 
patients and till next morning in one patient and then spon-
taneously ruptured in all five patients, leading to ulcer for-
mation which eventually healed in next 2–3 days with no 
scarring. In one patient, the haemorrhagic bulla persisted 
till next day evening causing foreign body sensation/mild 
pain and extreme anxiety and it was eventually punctured at 
evening of next day.

Discussion

ABH is often described as rare [2] while some authors sug-
gest that ABH is probably underdiagnosed due to the lack 
of knowledge on the part of clinician, its self-limited nature 
and spontaneously resolution without scarring [2].

The other terms that have been proposed to define this 
pathology without consensus among the scientific commu-
nity are stomatopompholyx hemorrhagica, localized oral 
purpura, hemorrhagic bullous stomatitis, and traumatic or 
recurrent oral hemophlyctenosis [4]. The term ABH is the 
most common and appropriate term used for this condition 
[4].

A previous history of trauma has been the main finding 
reported in most cases (> 80%), and it seems to be the most 
relevant etiological agent [2]. The trauma leads to a loss of 
cohesion between the epithelium and connective tissue. A 
possible fragility of the vasculature and/or elastin and/or 
collagen in some patients could favor subepithelial hemor-
rhages. However, further studies are needed to confirm this 
hypothesis [2].

Precipitating factors preceding bulla were seen in three 
(50%) of our patients in the form of consumption of hot tea 
and hot spicy food just 15 min to 60 min before the erup-
tion of bulla. Ordioni et al. [4] in their systematic review 
found that 80% of cases were associated with mastication-
related precipitating factors (hard, hot, spicy food, etc.). John 
Lennon Silva-Cunha et al. [2] also found trauma associated 
with hard, hot, or spicy food intake as the most frequently 
reported factor seen in 52.2% of their cases.

No precipitating factor was seen in three(50%) of our 
patients, which is in accordance with one of the largest 
series of 30 patients, whereby no precipitating factor was 
seen [5]. John Lennon Silva-Cunha et al. [2] in their series 
also could not identify any triggering event or promoting 
factor in (47.8%) of their cases.
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The age of our patients ranged from 20 to 65 years and 
four of them were females (67%). The age range in system-
atic review by Ordioni et al. [4] was from 13 to 86 years 
with male predominance, while slight predominance of 
females was seen in study by Radovan Slezák [3].Equal 

distribution with a 1.1:1 male-to-female ratio was seen in 
the study by john Lennon Silva-Cunha et al. [2]

The retromolar trigone was the most frequently affected 
site, followed by hard/soft palate and uvula. Ordioni et al. 
[4] in their review found palate the most frequently affected 
site, followed by buccal mucosa, pharynx, and labial mucosa 
area while uvula as the least involved site (3%).

The lesions in our series measured from 1 to 3 cm in 
diameter, while the lesions in a review by Ordioni et al. [4] 
varied from 3 mm to 3.5 cm. Size of lesions in one report by 
Patigaroo et al. [3] ranged from 0.5 to 2 cm, while in another 
by Horie et al. [6] ranged from 1 cm to 3.5 cm.

These lesions are solitary and are exceptionally multiple. 
Five of our lesions were solitary and one case had multi-
ple lesions. Patigaroo et al. [3] found a case with multiple 
lesions Horie et al. [6] and Adrine Maciel da Rosa et al. [7]. 
in their studies, found all lesions to be solitary. Ordioni et al. 
[4] in their review also found majority have solitary lesions 
while multiple lesions were are also seen in their systematic 
review.

Patients usually present with a hemorrhagic bulla pre-
ceded or not by a burning or tingling or foreign body sensa-
tion, as seen in our six cases. These bullae break after a few 
minutes or hours to give way to an erosion, which is often 
painless or mildly painful or even asymptomatic and heals 
without scarring within a few days. The isolated nature, 
rapid healing, and rare recurrence are clues that point to 
ABH. The characteristic clinical history allows diagnosis 
confirmation without the need of a biopsy.

Complete blood counts and coagulation profile were nor-
mal in all six patients, which is in accordance with a large 
systematic review by Ordioni et al. [4] Direct immunofluo-
rescence (DIF) for IgA, IgG, IgM, and fibrin though not 
done in our cases was negative in almost all cases reviewed. 
ABH has to be differentiated from blood dyscrasias and 
immunobullous disorders and to exclude these conditions, 
clinicians should take proper and thorough history and at 
least do complete clinical examination and basic hematologi-
cal tests like complete hemogram and coagulation profile. 
The presence of areas of ecchymosis, epistaxis, antithrom-
botic treatment, or a positive DIF or gingival bleeding are 
signs to rule out ABH.[3] Histopathologic examination and 
immunofluorescence study are sometimes necessary to 
exclude these conditions.

Treatment of ABH is symptomatic, and the patient should 
be reassured [4].The prognosis of ABH is uneventful, and 
spontaneous healing can be expected within 7–10 days. 
Analgesic drugs and local care (chlorhexidine 0.12–0.2%) 
can be provided. Incision and drainage of Large intact 
lesions especially on the soft palate should be done to avoid 
a possible obstruction of the upper aerodigestive tract [4, 8]. 
Some authors have suggested combining ascorbic acid and 
citroflavonoids as a strategy to prevent recurrences [9, 10].

Fig. 1   Showing one ABH blisters on Uvula (Left side) and one on 
retromolar trigones(Right upper and lower pictures)

Fig. 2   Showing one ABH blisters on Hard palate (Left side picture), 
right upper one picture showing blister on retromolar trigone and 
right lower one showing multiple blisters on Hard and Soft Palate
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Conclusion

ABH is a poorly understood disorder, and its etiology 
remains uncertain. It is not a very common disorder encoun-
tered by ENT surgeons, dermatologists, general practition-
ers, and the lack of knowledge of its normal presentation 
can lead to unnecessary anxiety and incorrect treatment. The 
typical hemorrhagic bulla(e) usually erupt after eating hard, 
hot, or spicy food. These lesions, being benign in nature, 
need to be differentiated from blood dyscrasias and immu-
nobullous disorders. Complete hemogram and coagulation 
studies are normal. These lesions heal spontaneously and 
treatment is not necessary except for reassurance and mild 
anxiololytics.
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