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 INTRODUCTION

Epistaxis, or more specifically posterior epistaxis, is a 
common cause of otolaryngologic admission, especially 
in middle-aged to older adults, as they are more 
associated with systemic comorbidities and are more 
likely to be taking blood-thinning medications, such as 
antiplatelets and anticoagulants1. As posterior epistaxis 
is less likely to resolve spontaneously, it usually requires 
close observation or even posterior packing until the 
primary disorder is treated or resolved2. A sudden onset 

of recurrent epistaxis in adult men/older men without 
any history of using such drugs or a recent facial trauma 
is also the common presentation or warning sign for 
sinonasal diseases, particularly for malignant tumors, 
such as squamous cell carcinoma, minor salivary gland 
carcinoma, nasopharyngeal carcinoma, and lymphoma. 
Oncocytic papillary cystadenoma (OPC) is a very rare 
benign tumor commonly found in the salivary glands, 
mainly reported in minor salivary glands, and usually is 
observed in individuals aged 60-70 years3-6. A few cases 
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ABSTRACT
Oncocytic papillary cystadenoma (OPC) is a relatively rare benign tumor of the salivary glands, frequently 
seen in minor salivary glands, and occasionally in major salivary glands, such as the parotid gland. Patients 
only become symptomatic upon progression of the swelling, causing obstructive symptoms depending on 
its location. To our knowledge, there are no reports of presentation with bleeding tumor. Herein, we report 
a case of an OPC of the right torus tubarius in a 54-year-old man who presented with recurrent epistaxis.
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ÖZ
Onkositik papiller kistadenom (OPC), tükürük bezlerinin nispeten nadir görülen iyi huylu bir tümörüdür, 
sıklıkla minör tükürük bezlerinde ve bazen de parotis bezi gibi majör tükürük bezlerinde görülür. Hastalar 
ancak şişliğin ilerlemesiyle semptomatik hale gelir ve şişliğin konumuna bağlı olarak obstrüktif semptomlara 
neden olur. Bildiğimiz kadarıyla kanamalı tümör ile başvuru bildirilmemiştir. Biz burada, tekrarlayan 
epistaksis ile başvuran 54 yaşındaki erkek hastadaki sağ torus tubariusun OPC’sini sunduk.
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reported were seen within the intraoral minor salivary 
glands and parotid glands, which all presented with a 
painless mass, whereas some cases were detected within 
the larynx, mainly at the supraglottic structures, and an 
increasing tumor size causes hoarseness, dysphonia, or 
rarely airway obstruction7. In 2020, Hwang et al.8 reported 
a case of oncocytic cysts of bilateral tori tubarii that 
presented with bilateral middle ear effusion (MEE). None 
of the cases reported had clinical presentation of bleeding 
tumor or epistaxis, like in our case. 

CASE REPORT

A 54-year-old Malay man presented with a week 
history of unprovoked, recurrent epistaxis. Bleeding was 
more evident from the right side and resolves after 5-10 
min of anterior nares compression. He had not experienced 
similar incidence, and there were no other pre-existing 
nasal symptoms, such as nasal congestion, rhinorrhea, 
anosmia, sneezing, itchiness, or any other aerodigestive 
symptoms. On further questioning, he is an active smoker 
but had no history of trauma, bleeding tendencies, and 
intake of blood-thinning medications or supplements. 
Upon further assessment, he was hemodynamically 
stable with no active bleeding. He had no evident nasal 
deformity, whereas nasoendoscopy showed blood clots 
along the middle meatus bilaterally with left septal spur, 
but no bleeding point or lesions within nasal cavity. 

Posteriorly, we noted a small single hemorrhagic 
cystic-like lesion at the anterior surface of the right torus 
tubarius that was nonpulsatile and no active bleeding, 
whereas the fossa of Rosen Mueller was clear (Figure 1). 
Bilateral ear and neck examinations were unremarkable. 
Blood parameters had no coagulopathies, and he 
was discharged with well status. Contrast-enhanced 
computed tomography (CECT) of the paranasal sinus 
(PNS) was performed at the outpatient setting, and no 
sinonasal, nasopharyngeal, or right tubarial lesions were 
detected (Figure 2). Upon follow-up, the cystic lesion was 
persistent, but no active epistaxis was observed. In view 
of the findings, a biopsy was taken under endoscopic 
guidance using punch biopsy forceps in the clinic under 
local anesthesia. Only minimal bleeding occurred after 
biopsy, which resolved with ice compression and nasal 
packing using Moffet’s solution. With the limited surgical 
field and fear of over excision of the normal tubarial tissue 
which may cause epistaxis or scarring later, only a small 
yet sufficient tissue was obtained without attempting 
to manipulate further. Symptoms resolved the following 
month with no additional ear complaints, and only a small 
residual lesion was seen on endoscopy (Figure 3). The 

final histopathology examination revealed the lesion as 
an OPC (Figure 4a,b). As the lesion was not causing any 
disturbances, he was not kept for further evaluation or 
surgical intervention. 

DISCUSSION

Minor salivary glands are small, abundant, and 
distributed all along the aerodigestive tracts9. Nevertheless, 

Figure 1. Hemorrhagic cystic-like lesion (arrow) found at the 
right torus tubarius. 

Figure 2. Contrast-enhanced computed tomography of the 
paranasal sinus in axial view shows no evident soft tissue 
lesion at the right torus tubarius (arrow).
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they are frequently seen and documented within the oral 
cavity such as the palate, tonsillar area, buccal mucosa, 
tongue, and lips9-11. Occasionally, it may be found in the 
PNSs, pharynx, and larynx and barely found within the 
nasal cavity or the nasopharynx9. However, in 2020, 
Valstar et al.12 discovered a pair of (major) tubarial salivary 
glands, detected by positron emission tomography/
computed tomography with prostate-specific membrane 
antigen ligands.

Minor salivary gland tumors (MSGTs) account for <20% 
of all salivary gland tumors, and only 2-3% of all head and 
neck neoplasms6,9,11.They are usually found in individuals 
aged 50-60 years with a slight female predominance3,11. In 
contrast to major salivary gland tumors where malignancy 
is unlikely, those arising from minor salivary glands are 
likely malignant with either adenoid cystic carcinoma 
or mucoepidermoid carcinoma as the most common9,11. 
Conversely, pleomorphic adenoma, albeit rare, is the most 
common benign MSGT. Nonetheless, MSGTs are mostly 
located intraorally, presenting either as a progressive 
painful mass, ulcerative lesion, or even as a painless 
swelling incidentally noted during dental examinations or 
upon a compressive sequela4,9,11.

OPC is an uncommon benign salivary gland tumor 
arising from the minor salivary glands. It occurs in only 
2% of MSGT cases worldwide3,5. The lesion resembles 
Warthin’s tumor; however, it does not demonstrate 

lymphoid elements. Given their rarity, its cytological 
features are not well described4,5,8. According to the 
World Health Organization histological classification 
of salivary gland tumors, OPC is a cystic lesion lined by 
oncocytic epithelium with occasional luminal papillary 
projections. They are mostly reported among those aged 
70-80 years and strongly associated with smokers or 
tobacco users6,7. It mostly presents as a single cyst and 
rarely in a more diffuse pattern as multicysts6. In 2020, 
Hwang et al.8 reported a case of oncocytic cysts of 
bilateral tori tubarii. The patient presented with bilateral 

Figure 4a. A nodular lesion surrounded by respiratory-type 
epithelium (arrow), composed of oncocytic cells (hematoxylin 
and eosin staining, 100×).

Figure 3. At 2 weeks post biopsy, a smaller lesion with no 
active bleeding was detected (arrow).

Figure 4b. Oncocytic cells forming glandular-like pattern 
with minimal intervening stroma. They emerge as larger 
cell with granular eosinophilic cytoplasm and small dark 
nuclei. Some of the cells contain hemosiderin material in the 
cytoplasm (arrow) (hematoxylin and eosin staining, 400×).
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MEE caused by hypertrophied, irregular lobular changes 
to the submucosal, leading to the initial eustachian tube 
(ET) dysfunction. The English literature from 1927 to 1960 
had only recorded 16 OPC cases of 800 MSGT cases. 
None of these cases had arisen from the nasal cavity or 
nasopharynx3,5. 

OPC, like its benign peers, are mostly asymptomatic, 
and occasionally detected as a painless slow-growing 
mass beneath the mucosa of the palate, lips, buccal 
mucosa, or even supraglottic structures. Swelling only 
becomes noticeable upon compression toward its 
surrounding structures5. CECT imaging to determine 
the characteristics of the lesion may not be beneficial in 
smaller lesions, whereas magnetic resonance imaging 
(MRI) is more valuable in larger or multiple masses8,9. 
Imaging data available are inadequate to prove the best 
diagnostic choice in view of the lack of reported cases 
and extremely rare recurrence after excision.

Determining the point of bleeding or the 
characteristics of the lesion with CECT is not necessarily 
helpful, as shown in our case, but it remains our first line of 
diagnostic imaging and is adequate to exclude vascular or 
more aggressive lesions that may be missed by the naked 
eye before performing a biopsy. Additionally, if the lesion 
was larger and the patient agreed for surgical excision, 
MRI can be performed to help delineate it apart from 
surrounding structures. In the presence of a vascular-
looking mass or persistent epistaxis, CT angiography may 
be opted to map out the feeding vessels involved1,8.

Thus far, to our knowledge, no case was reported 
in the literature of an OPC arising as a unilateral, single 
lesion over the torus tubarius and presenting as recurrent 
epistaxis. Hence it is crucial to discuss beforehand with the 
reporting pathologist regarding the tissue diagnosis and 
clinical correlation. The final dilemma arises in whether 
to correlate the bleeding with the lesion itself. But as no 
other suggestive mass was discovered combined with the 
negative findings on CECT PNS, OPC remains the most 
probable cause of the epistaxis. Cessation of epistaxis 
after excision of the main bulk of the lesion further 
supports the diagnosis. 

Most of the patients with OPC underwent single 
excision to relieve compressive symptoms, and all had 
extremely rare recurrence3-5. The patient, which was 
reported in 2020 with oncocytic cysts of the bilateral tori 
tubarii, did not undergo any excision in fear of scarring 
near the ET opening; therefore, treatment of the sequelae 

was addressed. MEE was resolved with a myringotomy 
and tube insertion of both ears, and continuous follow-up 
was implemented8.

OPC is an uncommon salivary gland tumor mostly 
arising from intraoral minor salivary glands and 
occasionally from the parotid gland or larynx. OPCs present 
as slow-growing painless tumors or their compressive 
sequelae. Cases of tubarial OPC may be under reported, 
and can only be identified upon presentation with 
otologic sequelae or nasal symptoms, such as epistaxis. 
The role of imaging is yet to be determined in the case of 
possible bleeding OPC and likely nonbeneficial in smaller 
lesions. As recurrence is rare, simple excision is the main 
treatment if the patient has no symptoms; otherwise, 
reassurance and observation are recommended. 
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