
Ductal papillomas are rarely seen in salivary glands. They are largely classified under the term “ductal papillomas” and generally further 
categorized as intraductal papilloma, sialadenoma papilliferum, and inverted ductal papilloma. Intraductal papilloma, which usually arises 
from the major lactiferous duct and localized in minor salivary glands, is an uncommon lesion. We report a case of intraductal papilloma of 
the buccal mucosa.
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INTRODUCTION
Ductal papillomas are rarely seen in salivary glands. Ductal 

papillomas are benign papillary tumors and originate from the 

neoplastic proliferation of any epithelium of the ductal system. 

Intraductal papilloma is a rare lesion and mostly arises from the 

major lactiferous duct (1-3). 

CASE REPORT 
A 65-year-old male patient referred to the otolaryngology 

department with the complaint of a mass in the right cheek 

for 3 years. There was no pain. Head and neck examination 

revealed the presence of an easily noticeable mass in both skin 

and mucosal surfaces of the right cheek. Bi-manual examination 

showed a 4x2 cm oval-shaped, firm, and mobile mass.

Under general anesthesia, via a buccal mucosal incision, the 

tumor was removed without any complication and sent to the 

pathology department. 

Radiologic Features

The patient was referred to the radiology department for 
magnetic resonance (MR) exam. MR exam was performed with 
a 1.5-T system MR scanner (Intera, Philips Medical Systems, 
Best, The Netherlands). Axial, coronal, and sagittal T1 TSE -T2 
TSE weighted images, axial T2 weighted SPIR images, diffusion-
weighted series, and post-contrast series were taken. Post-
contrast images were acquired after administration 0.1 mmol/
kg gadolinium diethylenetriamine pentaacetic acid. On MR 
imaging, a 42x28x14 mm multilobulated, T1WS isointense, T2WS 
hyperintense, heterogeneous subcutaneous mass adjacent to 
right corpus mandibula (Figure 1a-b). Diffusion was restricted, 
and the lesion showed homogeneous contrast enhancement on 
contrast series (Figure 2). There was no mandibular bony defect. 

The lesion was excised, and the specimen was sent for 
histopathological evaluation.

Microscopic features (Figures 3,4): a dilated, unicystic structure 
was located below the mucosal surface. Cystic space was 
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lined by two layers of cuboidal epithelium. Papillary growths 

protruded into the lumina. There was a branching and 

anastomosing pattern. Each papilla was composed of double-

layered columnar epithelial cells, with a fibrovascular core. 

The nuclei of the cells were basally located, and they had a 

monotonous appearance. No mitotic figures and no evidence 

of atypia were examined. The tumor cells were limited within 

the ductal space. There was no cellular proliferation beyond 

the cyst wall. 

Immunohistochemistry

The tumor cells expressed pan-cytokeratin and epithelial 

membrane antigen but were negative for smooth muscle actin, 

and the Ki-67 labeling index was low.

DISCUSSION 
Benign papillary tumors confined to the ducts in salivary glands 

are rare and categorized under the term ‘‘ductal papillomas’’. 

These lesions further classified as three distinct types of tumors: 

intraductal papilloma, sialadenoma papilliferum, and inverted 

ductal papilloma (1,2). 

According to the literature, Brannon et al. (4) reported the largest 

survey with 19 cases about ductal papillomas in 2001. Three 

out of 19 cases were intraductal papillomas. They reviewed the 

Figure 1. a, b) On MRI, a 42x28x14 mm multilobulated, T1WS (a) 
isointense, T2WS (b) hyperintense, heterogeneous subcutaneous mass 
adjacent to right corpus mandibula
MRI: Magnetic resonance imaging

Figure 2. The lesion showed homogeneous contrast enhancement on 
contrast series

Figure 3. (Haematoxylin and eosin, x100). Cystic space is lined by a 
double row of cuboidal epithelium. A papillary growth protrudes into 
the lumina
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literature and reported that with their 3 cases, slightly over 40 

cases of ductal papilloma have been reported to date.

The minor salivary glands are more frequently involved than are 

the major glands. The locations of the reviewed cases by Brannon 

et al. (4) were as follows: the upper lip (6 cases), the lower lip (6 

cases), lip location-not otherwise specified (1 case), the buccal 

mucosa (7 cases), the soft palate (2 cases), the hard palate (1 

case), palate-location not otherwise specified (3 cases), ventral 

tongue (1 case), and oral cavity-location not otherwise specified 

(1 case). Major gland involvement has also been recorded, with 4 

cases in the parotid gland, 3 in the submandibular gland, and 2 

in the sublingual gland. 

After the review of the cases by Brannon et al. (4), 2 cases of 

minor salivary glands, located in the sublingual region and a 

case located in the parotid gland, were reported (5-7).

Age range was found to be 29 to 77 years, with a mean of 63. It 

was seldom reported in children (6). 

Most of the authors in medical literature compromised on the 

fact that the histogenesis of these lesions as originating from 

the salivary gland duct epithelium-most likely the excretory 

duct. Immunohistochemical studies have pointed out an origin 

in ductal luminal cells ductal epithelium, and excretory duct 

epithelium (4,8). 

There are several reported cases of malignancy that share a 

similar morphologic pattern with intraductal papillomas. The 

differences are that they have atypical cellular features and a 

high K-67 level (9,10).

The intraductal papilloma usually occurs in adults and is usually 

located in the minor salivary glands. Lower lip and mandibular 

vestibule are the most frequent locations. The lesion usually 

appears as an asymptomatic submucosal nodule (1-3).

The majority of the patients are in their sixth or seventh decades, 

with a mean age of 63 years (1-3). Tumor size ranges from 0.5 to 

2.0 cm (1-3).

Before making a diagnosis of intraductal papilloma, it is essential 

to rule out several papillary and cystic salivary gland tumors, 

including papillary cystadenoma (1-3), low-grade cribriform 

cystadenocarcinoma (LGCCC) (11), and the papillary cystic variant 

of acinic cell carcinoma (12). The histologic differential diagnosis 

for intraductal papilloma, take place between 3 lesions: papillary 

cystadenoma, salivary gland duct blockage phenomenon, and 

inverted ductal papilloma (3). 

Papillary cystadenoma is a multicystic lesion composed of 

multiple papillary structures consisting of different epithelial 

cell types, which take part in the differentiation of intraductal 

papilloma that is a unicystic intraluminal papillary proliferation 

of neoplastic ductal epithelium (1).

A salivary gland duct may enlarge and form a cyst because of 

inflammation and obstruction. During this process, epithelial 

hyperplasia can occur and may form intraluminal papillary 

structures mimicking intraductal papilloma. The non-papillary 

lining may contain areas of stratified squamous epithelium. 

There is usually chronic inflammation, fibrosis, and acinar 

atrophy around the salivary glands near to the lesion (3). 

Inverted ductal papilloma is lined by epidermoid cells, which is 

the most important different part of this lesion helps distinguish 

from intraductal papilloma. İnverted ductal papilloma is located 

near to the mucosal surface, whereas intraductal papilloma is 

found at deeper levels (13,14). 

LGCCC is characterized by multiple ductal in situ lesions. The 

ductal lesions have micropapillary, tufted, and plaque-like 

intraluminal projections, rather than frank papillary projections 

with fibrovascular cores protruding into a cystically dilated duct 

(11). 

Acinic cell carcinomas rarely show prominent papillary and 

cystic structures. A variant of acinic cell carcinoma, called 

“papillary-cystic variant of acinic cell carcinoma” has a 

delicate fibrovascular core, and should be kept in mind in 

the differential diagnosis. Lack of acinar differentiation in 

ductal papilloma helps to exclude the possibility of acinic cell 

carcinoma (12).

Figure 4. (Haematoxylin and eosin, x400). Each papilla, with a branching 
and anastomosing pattern, was composed of double-layered columnar 
epithelial cells. The nuclei of the cells were basally located, and they 
had a monotonous appearance
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Despite the benign nature of the lesion, surgical resection is 
necessary. Malignant transformation can occur in intraductal 
papilloma, which is also architecturally similar to the benign 
counterpart, accompanied by cytological atypia, intraductal 
extension, microinvasion, and lymph node metastases (9). 
Therefore resection of the tumor with an adequate safety margin 
in our case was done. 

CONCLUSION
In conclusion, intraductal papilloma is a rare entity in salivary 
glands that should be kept in mind and should be excised in 
order to rule out the suspicion of malignancy. 
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