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Pleomorphic adenoma of buccal mucosa: a case report 
and review of the literature
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SUMMARY

Background. Salivary gland neoplasms are rare, accounting for 3% to 5% of all head and 
neck tumors, and involvement of the minor salivary glands is uncommon. Pleomorphic adenoma 
(PA) is the most common benign neoplasm, which mainly affects the parotid gland. However, 
involvement of the cheek mucosa is very rare. 

Objective. This study reports a case of PA in the cheek mucosa. In addition, the etiopatho-
genesis, clinical and morphological features and differential diagnoses of PA are discussed, 
emphasizing the importance of knowledge about the characteristics of this tumor for a correct 
diagnosis. 

Case report. A 50-year-old woman presented with a nodular lesion of endophytic growth in 
the left cheek mucosa. The lesion was small and well-delimited and had a normal mucosa color 
and intact surface. An excisional biopsy of the lesion was performed, and the diagnosis was PA. 

Conclusion. Although the occurrence of PA in the minor salivary glands of the cheek 
mucosa is uncommon, the early establishment of a correct diagnosis and initiation of appro-
priate treatment are important because they permit effective management of the condition and 
improvement in the prognosis of patients.
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INTRODUCTION

Salivary gland neoplasms are a heterogenous 
group of tumors that exhibit variable clinical, 
histological, and immunohistochemical features (1). 
These tumors are rare, accounting for only 3 to 5% 
of all neoplastic processes that occur in the jaws (2).  
Of these, 64.9% to 67.5% are benign neoplasms (3, 
4). Minor salivary gland neoplasms, such as those 
occurring in the cheek mucosa, lip and tongue, are 
even rarer (3-5).

Pleomorphic adenoma (PA) is the most common 
benign salivary gland neoplasm, accounting for 
33.2% to 68.4% of all cases (4, 5).  This tumor mainly 
occurs in the parotid glands, while the cheek mucosa, 
lip and tongue are less affected sites (2, 4-6).  PA is 

more common in females between 40 and 50 years of 
age (4-7). Clinically, PA presents as a slow-growing, 
asymptomatic lesion of fi rm consistency and variable 
diameters (8, 9) but well delimited. Intraoral PA is 
generally located in the submucosa and exhibits a 
fi rm or rubbery consistency. The mucosal lining 
remains intact, although ulcerations are observed in 
some cases (8, 10). 

At these intraoral sites, including the cheek 
mucosa, lip and tongue which are susceptible to 
trauma, PA can clinically mimic other reactive 
processes of the salivary glands, as well as non-
neoplastic proliferative processes. Within this 
context, we report a case of PA in the cheek mucosa 
and discuss the etiopathogenesis, clinical and 
morphological fi ndings and differential diagnoses 
of PA which help make the correct diagnosis.

CASE REPORT

A 50 -year-old white  woman,  a  fa r mer, 
sought the Dental Teaching Clinic of the State 
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University of Paraíba complaining of a small 
painless lump that had appeared on the cheek 
4 years ago. Dur ing anamnesis, the pat ient 
reported to be an ex-smoker and non-drinker, as 
well as the absence of any comorbidity. Extraoral 
physical examination revealed no lymph node 
involvement. Intraoral examination detected a 
mobile, f ibrous, endophytic nodule in the left 
cheek mucosa measuring approximately 0.5 cm 
in diameter. The nodule was well-delimited, 
had a regular contour, a smooth surface and a 
normal mucosa color and was asymptomatic to 
touch (Figure 1). 

Based on the clinical data, the diagnostic 
hypotheses were fi broma, lipoma or infl ammatory 
fi brous hyperplasia since the region was susceptible 
to trauma. After verif ication of preoperative 
examinations, an excisional biopsy was performed 
and the specimen was submitted to histopathological 
analysis. Microscopic analysis revealed the presence 
of a partially encapsulated benign neoplasm of 
glandular origin, which was characterized by the 
proliferation of epithelial and myoepithelial cells 
in a predominantly duct-like pattern. These duct-
like structures were lined internally with epithelial 
cells and externally with round myoepithelial cells 
containing central round nuclei. Eosinophilic 
material compatible with mucin was observed 
inside the duct-like structures. Cell proliferation in 
nest-like arrangements was sometimes seen in the 
lesion. The cells had a round shape and contained 
oval central, sometime eccentric, nuclei with a 
plasmacytoid appearance (Figures 2-5). Based on 
the histopathological fi ndings, the fi nal diagnosis 
was PA.

One year after surgical resection of the lesion, 
the patient continues under follow-up and shows no 
signs of recurrence. 

The authors obtained written informed consent 
from the patient concerned to publicashion of the 
present material in compliance with the ethical 
guidelines. 

DISCUSSION

Pleomorphic adenoma occurs mainly in the 
major salivary glands  (4, 7, 9-13) and is uncommon 
in the minor salivary glands (2, 7, 9-14).Thus, the 
present case of PA in the minor salivary glands 
of the cheek mucosa corroborates literature data 
showing a relatively low prevalence at this site (2, 
14) compared to predilection sites such as the palate 
(64%) and other less commonly affected sites such 
as the upper lip (13%) (6). 

Regarding the epidemiological aspects of PA, 
the sex and age of the present case agree with the 
literature showing that PA in the minor salivary 
glands most commonly affects women in their 
fourth and fi fth decade of life, with a mean age of 
45-50 years (4-6).

The clinical features of the lesion were 
consistent with those reported in the literature 
for cases of intraoral PA, with the observation of 
an asymptomatic, slow-growing nodular lesion of 
firm consistency covered with normal mucosa and 
the absence of ulcerations (8-10).  An interesting 
finding of the present case was the size of the 
lesion. In contrast to the tendency for growth and 
size variation of PA (9, 10), in our case, the tumor 
had a small size considering the long interval 
between the time the patient had noticed the 
lesion and intervention and establishment of the 
histopathological diagnosis. 

The anatomopatholog ica l  f i nd ings a re 
consistent with the microscopic characteristics 
of PA, particularly the presence of epithelial 
components arranged in duct-like structures and 
their association with myoepithelial cells in a 
stroma exhibiting variable patterns such as mucoid, 
myxoid, cartilaginous, or hyaline  (8, 15).   

The variety of histological patterns observed 
in the tumor studied here cor roborates the 
variable pattern commonly found in salivary 
gland neoplasms.  This  h istomor phological 
diversity is attributed to the histogenesis of these 
tumors, which is related to the cell type (16, 17). 
The histogenesis of PA is associated with reserve 
cells of the intercalated duct. In this respect, the 
capacity of reserve cells to differentiate into 
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Fig 1. Intraoral view showing a small nodule on the cheek 
mucosa, which was fi rm to palpation
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different subtypes explains the morphological 
heterogeneity found in salivary gland neoplasms, 
which can even vary in different areas of the same 
tumor (17).  

In summary, the anatomopathological fi ndings 
were conclusive to establish the defi nitive diagnosis 
of PA. This diagnosis was different from the 
diagnostic hypotheses proposed during initial 
clinical examination of the patient since some of 
these diagnostic hypotheses were mainly based on 
the clinical data of the lesion and its anatomical 
location along the occlusion line, a site constantly 
exposed to traumatic injuries caused by mastication 
or other local irritants. Thus, these data may point to 
the diagnosis of infl ammatory and reactive lesions 

(18, 19). However, in addition to infl ammatory and 
reactive lesions, other soft tissue neoplasms may 
also be included as diagnostic hypotheses (18), 
such as neurilemoma (8, 10), lipoma, neurofi broma 
(8, 14) and minor salivary gland neoplasms (8-10). 
Although not initially considered a diagnostic 
hypothesis, minor salivary gland neoplasm was the 
defi nitive diagnosis.

Although the et iopathogenesis of PA is 
associated with the proto-oncogene PLAG1 (20-22), 
which is activated due to chromosomal aberrations 
that result in the fusion with genes such as CTNNB1 
and LIFR (20, 23), the occurrence of this neoplasm 
at extraoral sites affected by previous mechanical 
traumas has been reported  (24, 25). In view of these 
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Fig 3. Photomicrograph showing the parenchyma rich in 
duct-like structures amidst more hyaline stroma (hematox-
ylin-eosin, 100×)

Fig 5. Photomicrograph, at higher magnifi cation, showing 
the duct-like structures and small nests of plasmacytoid cells 
(hematoxylin-eosin, 400×)

Fig 2. Photomicrograph showing the lesion which was 
partially surrounded by a capsule of dense fi brous connec-
tive tissue. Note the varied stroma with a more myxoid area 
(hematoxylin-eosin, 40×)

Fig 4. Photomicrograph, at higher magnifi cation, showing 
varied stroma intermingled with numerous duct-like struc-
tures (hematoxylin-eosin, 100×)
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reports and the diagnosis of PA at an intraoral site 
exposed to constant traumatic injuries in the present 
case, one may question and discuss the possible role 
of this agent in the development of this neoplasm. 
From this perspective, these fi ndings may induce 
a discussion about a possible relationship between 
the occurrence or role of mechanical traumas and 
the development of PA, questioning whether the 
development of this neoplasm in mechanically 
injured areas is a mere association or whether the 
development of PA is inf luenced by secondary 
events resulting from mechanical injuries (24).

Finally, although formulating diagnostic 
hypotheses is a crucial step, the importance of 
establishing a conclusive diagnosis is reiterated. 
Although the overall appearance of a lesion 
can suggest a variable number of hypotheses, 
the conclusive result is established only by 
anatomopathological examinat ion. For th is 
purpose, surgical excision respecting a margin 
of surrounding normal tissue with preservation 
of the capsule is the recommended treatment for 

PA (8-10, 14, 15, 26-28). The early diagnosis of 
PA is important since, despite the rare occurrence 
of this tumor (26, 29, 30), secondary malignant 
t ransformation to carcinoma ex pleomorphic 
adenoma is possible (7, 11, 28-30).

CONCLUSION

The present results emphasize the importance 
of establishing a correct diagnosis and treatment 
of the alterations that can affect the oral and 
maxillofacial regions, as well as of the follow-up of 
cases, particularly those diagnosed as PA. Obtaining 
a diagnosis as early as possible is essential since it 
permits effective management of the lesion and a 
better prognosis. In this regard, PA requires long-
term follow-up for the investigation of possible 
recurrences and/or evolution of the case.
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