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Case Report 

INTRODUCTION 
Pleomorphic adenoma is the most common salivary gland tu-
mor, accounting for approximately 60% of all salivary gland tu-
mors [1]. It is most commonly found in the parotid gland or 
submandibular gland. However, it can also occur, albeit rarely, 
in the minor salivary glands. Minor salivary glands are small, 
dispersed glands located throughout the oral cavity lining. They 
produce around 10% of the total salivary secretion in the oral 
cavity per day. These glands are primarily located in the hard 

and soft palate, but can also be found less frequently in the floor 
of the mouth, tongue, upper gingival sulcus, upper and lower 
lip, and upper airway. Consequently, most minor salivary gland 
tumors originate in the palate, and occurrences on the lip are 
uncommon [2-4]. We encountered a case of pleomorphic ade-
noma manifesting in the unusual location of the upper lip. Fur-
thermore, what makes this case particularly unique is that the 
lesion was solely present as an exophytic skin mass, without 
mucosal involvement. The presence of an exophytic skin mass 
without any mucosal involvement can be confounding and 
presents challenges when considering a broad range of differen-
tial diagnoses related to the skin and its appendages. 

CASE REPORT
A 61-year-old male patient presented to the clinic with a slowly 
growing exophytic mass on the upper left lip skin, which had 
been present for the past 4 years. The well-circumscribed mass 
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Fig. 1. Preoperative photographs. (A) A 61-year-old male patient 
who presented with a mass on the skin of left upper lip. (B) There 
was no involvement or protrusion of the inner lip mucosa.

Fig. 3. Intraoperative photographs. (A) Intraoperative photograph. 
(B) Excised mass. Fig. 2. Preoperative computed tomography scan.

measured approximately 1 cm and was firm and rubbery upon 
palpation. However, it was not visible from the intraoral mucosa 
(Fig. 1). The movement of the lips was normal. There were no 
other symptoms, such as pain or discharge. The patient had no 
history of trauma or dental treatment to the upper lip, and there 
were no underlying medical conditions or medications being 
taken. On preoperative computed tomography scan, a 1.3 cm 
protrusion and exophytic mass on the lip skin was observed in-
volving the subcutaneous tissue on the left upper lip, without 
orbicularis oris and mucosal involvement (Fig. 2). There were 
no significant findings in the cervical lymph nodes. The initial 

impression was an inclusion cyst, which is one of the most com-
mon benign tumors that can occur on the skin. We planned 
mass excision via skin incision and a histological examination. 

The surgery was performed through local anesthesia with 2% 
lidocaine+1:100,000 epinephrine infiltration in the normal skin 
surrounding the mass. Skin incision parallel to relaxed skin ten-
sion line was done and the mass including capsule was gently 
dissected. The mass was located on the orbicularis oculi muscle, 
and there was no extension below the muscle. The mass was 
cleanly excised without muscle injury (Fig. 3). After bleeding 
control, the subcutaneous tissue was approximated with 5-0 Vic-

Fig. 4. The permanent biopsy. (A) Histopathological cross-sectional examination (hematoxylin and eosin [H&E], ×1). (B) A pleomorphic ade-
noma containing ductal epithelial cells (red arrows) and myoepithelial cells with chondromyxoid stromal components (black arrows) (H&E, 
×10).
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ryl and the skin was repaired with 6-0 nylon. A permanent biop-
sy enabled a diagnosis of pleomorphic adenoma (Fig. 4). The 
stitches were removed a week later and the wound healed com-
pletely without complications. There was no recurrence during 
18 months of follow-up (Fig. 5).

DISCUSSION
Pleomorphic adenoma is the most prevalent benign tumor 
found in salivary glands, with the parotid gland (approximately 
75%) and submandibular gland (approximately 5%–10%) be-
ing the most common sites [5]. Although it is rare for pleomor-
phic adenoma to occur in minor salivary glands, the hard pal-
ate is the most frequent location. The occurrence of pleomor-
phic adenoma on the lip is even rarer, with previous studies re-
porting a 6:1 ratio of upper lip to lower lip involvement. This 
tumor is more prevalent in females, with a female-to-male ratio 
of 1.9:1, and typically has a peak incidence between the third 
and fourth decades of life [6]. Pleomorphic adenoma generally 
appears as an asymptomatic, firm mass that grows slowly over 
an extended period. However, if it develops secondary to trau-
ma, it may also display clinical symptoms such as ulceration, 
pain, or bleeding [7]. The etiology of pleomorphic adenoma re-
mains incompletely understood, but cytogenetic and molecular 
studies suggest an epithelial origin with chromosomal abnor-
malities at 8q12 and 12q15 [8]. Surgical excision is the preferred 
treatment for this tumor, and the prognosis is typically favor-
able [9].

As the name suggests, pleomorphic adenoma exhibits a wide 
range of histopathological features, consisting of various cellular 
components and encapsulated growth of ductal and myoepithe-
lial cells, as well as mesenchymal or stromal elements. The myo-
epithelial cells can display spindle, hyaline, polygonal, or clear 
morphologies, while the mesenchymal cells may be hyalinized, 
myxoid/mucoid, or cartilaginous. It is thought that the myoepi-
thelial cells are responsible for producing the myxoid, chon-

droid, and hyalinized stroma [8].
The minor salivary glands, located on the lips, are distributed 

throughout the oral mucosa. As a result, pleomorphic adenomas 
on the lips typically involve the oral mucosa in most cases. How-
ever, what is very rare and noteworthy in this case is that the tu-
mor was observed only from the orbicularis oris to the skin of 
the upper lip without mucosal involvement of the oral mucosa. 
We thought that this tumor originated from the minor salivary 
gland within the upper lip and grew outward, presenting an exo-
phytic mass on the upper lip. 

The prevalence of pleomorphic adenoma occurring in the up-
per lip is very low. In a previous review, only 38 cases of pleomor-
phic adenoma involving the upper lip were reported [10]. Due to 
this atypical presentation, the initial assumption leaned towards 
an inclusion cyst, leading to diagnostic confusion. If the specimen 
had not been submitted for permanent pathology, the condition 
might have been easily overlooked and misdiagnosed. Addition-
ally, since most pleomorphic adenomas involve the oral mucosa, 
they can impact dietary habits as they enlarge. Typically, this 
prompts patients to seek medical attention. However, in our case, 
the patient did not deem it urgent since there was no involvement 
of the oral mucosa, which resulted in a delayed diagnosis.

There are various benign tumors that can develop in the skin 
of the lip without causing any symptoms. These include inclu-
sion cysts, syringomas, clear cell acanthomas, keratoacantho-
mas, molluscum contagiosum, cylindromas, and tubular adeno-
mas. The malignant tumors that can occur in this area are basal 
cell carcinoma, squamous cell carcinoma, tubular carcinoma, 
and adenoid cystic carcinoma [10-12]. The differential diagnosis 
can be challenging due to the variety of tumors that can develop 
on the skin. A slow-growing pleomorphic adenoma is prone to 
long-term neglect and has the potential for recurrence. Further-
more, pleomorphic adenoma can infrequently undergo malig-
nant transformation with rates ranging from 1.9% to 23.3% [13]. 
Therefore, surgeons should maintain a high level of suspicion, 
and histological confirmation is essential for an accurate diagno-
sis and observe whether postoperative occurrence takes place 
during follow-up.
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