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Pleomorphic Adenoma of Submandibular Salivary 
Gland: A Case Report of Pleomorphic Adenoma at 
Rare Location
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an origin from the minor salivary glands. This case report 
presents a case of  a histologically proven PA involving 
the submandibular gland. The case was treated surgically 
and followed up for more than 2 years with no recurrence.

CASE PRESENTATION AND TREATMENT

A 56-year-old female presented with painless swelling in 
the right side of  neck which slowly increased in size for 
the past 2 years. Patient also had burns mark present over 
the swelling [Figure 1]. The swelling measured 12 × 10 cm, 
firm in consistency, mobile, adherent to overlying skin with 
no intraoral extension on bimanual palpation. MRI of  face 
and neck showed a well-defined globular swelling arising 
from the right submandibular gland measuring 13 × 10 cm, 
with well-defined capsule, compressing the carotid sheath 
with no definitive infiltration [Figure 2]. No cervical lymph 
nodes were enlarged. FNAC done from the swelling 
reported as PA. Patient planned for excision of  right 
submandibular gland PA under GA. Epllitical incisional was 
made around the scar mark on neck and flaps were raised 
in subplatysmal, supravenous plane. Right facial artery and 

INTRODUCTION

Salivary gland tumors are rare and make up to 3% of  head 
and neck tumors.[1] Approximately 90% of  the benign 
neoplasm of  the major salivary gland is associated with 
the parotid gland. Pleomorphic adenoma (PA) comprises 
80–90% of  these benign parotid neoplasms. PA of  the 
submandibular and sublingual gland is quite uncommon 
and comprises rest (8–10%) of  the group.[2] In a recent 
Asian study, Subhashraj in his single institutional review 
of  422 benign cases of  benign salivary gland tumors has 
reviewed 422 benign cases.[3] Out of  these, 363 tumors 
were PA (86%). Of  these 363 cases of  PA, 203 involved 
the parotid (56%), 72 involved the submandibular (20%) 
and one involved the sublingual gland (0.2%). The rest had 

Case Report

Abstract
Pleomorphic adenoma (PA) is the most common salivary gland neoplasm. It mostly occurs in the parotid gland. It occurs rarely 
in the submandibular or the sublingual gland presenting a case of a large PA at submandibular gland location. Salivary gland 
neoplasms constitute about 3% of all head and neck malignancies. About 90% of the benign tumors of salivary gland occur 
in major salivary gland and majority of them occur in parotid gland (80–90%). PA occurring in submandibular and sublingual 
gland is rare. It contributes to 8–10% of cases. Submandibular gland is second most common site for occurrence of PA and it 
is also the most common benign tumor that arises from submandibular gland. It occurs more frequently in females than males 
and most between age 40 and 60 years. Our patient was 56 years old and female. Occurrence of PA in minor salivary gland 
is rare. Among minor salivary glands palate is the most common site, followed by lips due highest concentration of salivary 
gland at these sites. Other sites where it may occur are oral cavity, nasal cavity pharynx, and neck. PA is the most tumor arising 
from salivary gland and majority of them occurs in major salivary gland. About 90% of PA occurs in parotid gland followed by 
submandibular gland (8–10%). Surgical excision with adequate margin is treatment of choice. Excision of tumor with inadequate 
margins may lead to recurrence.
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vein were identified and ligated and right submandibular 
gland was excised in to along with overlying scarred skin 
preserving hypoglossal and ligual nerve [Figures 3 and 4]. 
Primary closure of  platysma and skin was done. Biopsy 
was reported as PA. Patient had no recurrence after 1 year 
follow-up [Figure 5].

DISCUSSION

Salivary gland neoplasms which constitute about 3% of  all 
head and neck malignancies.[1] About 90% of  the benign 
tumors of  salivary gland occur in major salivary gland and 
majority of  them occur in parotid gland (80–90%). PA 
occurring in submandibular and sublingual gland is rare. 
It contributes to 8–10% of  cases.[2] Submandibular gland 
is second most common site for occurrence of  PA and it 
is also the most common benign tumor that arises from 

submandibular gland.[4] It occurs more frequently in females 
than males and most between age 40 and 60 years.[5] Our 
patient was 56 years old and female. Occurrence of  PA in 
minor salivary gland is rare. Among minor salivary glands 
palate is the most common site, followed by lips due highest 
concentration of  salivary gland at these sites.[6-8] Other sites 
where it may occur are oral cavity, nasal cavity pharynx, 
and neck.[9,10]

PA is diagnosed by FNAC/biopsy. It is also named as 
“mixed tumuor” because of  its morphology seen under 
microscope. The tumor is composed of  both epithelial and 
stromal components. Outer layer consists myoepithelial 
and epithelial cells and inner layer is mesenchymal in 
origin. Inner layers consist of  stromal cells which may 
contain hyaline, myxoid, mucoid or cartilage tissue.[11] The 
tumor is surrounded by a pseudocapsule which consists of  
fibrous tissue and they are non-enveloped. The tumor has 

Figure 2: Magnetic resonance imaging of face and neck 
showed well defined globular swelling in the right side of neck 
measuring 13 × 10 cm, with well-defined capsule, compressing 

the carotid sheath with no definitive infiltration

Figure 1: Clinical picture of patient. Patient presented with 
a large, painless, and mobile swelling in the neck with no 

intraoral extension. Burn scar mark noted over the swelling

Figure 4: Excised specimen of submandibular salivary gland 
tumor with scarred skin

Figure 3: Intraoperative picture of the neck after removal of 
submandibular gland tumor
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pseudopods which penetrate through the pseudocapsule. 
If  tumors are not excised with adequate margins, remnant 
pseudopods may lead to recurrence.[12]

Treatment of  choice for PA is surgical excision with 
adequate margin. In our patient elliptical incision was 
made to include the scarred skin. For submandibular 
gland excision, horizontal incision should be made 4 cm 
below the angle of  mandible to avoid injury to marginal 
mandibular nerve and facial artery should ligated twice. 
First ligation done after identifying marginal mandibular 
nerve above the submandibular gland to avoid injury to 
nerve and second ligation is done below the gland at the 
origin of  facial artery from external carotid artery. PA 
may turn malignant in 25% of  cases and it is known as 
carcinoma ex PA.[13] Therefore, early diagnosis and surgical 
treatment are recommended. Adjuvant radiotherapy can 
be used for patients with incomplete resection, positive 
margin, and recurrent cases after excision.[14]

CONCLUSION

PA is the most tumor arising from salivary gland and 
majority of  them occurs in major salivary gland. About 90% 
of  PA occurs in parotid gland followed by submandibular 
gland (8–10%). Surgical excision with adequate margin is 
treatment of  choice. Excision of  tumor with inadequate 
margins may lead to recurrence.
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Figure 5: Histopathological examination showing the presence 
of both epithelial and mesenchymal cells


