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Abstract

Introduction: Unilateral nasal mass can be benign or malignant. Very rarely
we will find benign salivary gland tumor in nasal cavity. Pleomorphic ade-
noma is still the most common pathological variety either in major or minor
salivary gland tumors. In the nasal cavity, even though most of the accessory
salivary glands are present in the lateral wall of nose, nasal septum remains
the most common site of origin. Case Report: A 40-year-old female pre-
sented with right-sided nasal obstruction and epistaxis. CT scan of Nose and
Paranasal sinuses found a lesion involving the anterior third of the right nasal
cavity. The patient underwent complete surgical resection of the tumor via an
endonasal approach. Histological examination found a mixed cellular com-
ponent (epithelial and myoepithelial) and mesenchymatous tissue with chon-
dromyxoid stroma, enabling diagnosis of a typical pleomorphic adenoma. Con-
clusion: Pleomorphic adenoma is the most common salivary gland tumor but
rare to find in the nasal cavity with only few cases reported in the literature.
Although benign, the risk of local recurrence, malignant transformation and
metastasis requires close long-term follow-up.

Keywords

Pleomorphic Adenoma (PA), Benign Salivary Gland Tumour, Nasal Mass,
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1. Introduction

Unilateral nasal mass may be due to neoplastic and non-neoplastic lesions. They
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constitute 6% of all sinonasal pathologies [1]. It is a common practice to assume
that unilateral nasal mass in adults is either an inverted papilloma or a malignant
lesion. In a study, the most common differential diagnoses for unilateral nasal
mass were nasal polyposis (22%), antrochoanal polyp (19%), chronic rhinosinu-
sitis (13%), concha bullosa (11%), inverted papilloma (6%) and retention cysts
(6%). Many other causes were found less commonly and included fibrous dys-
plasia, mucocele, lymphoma, schwannoma, ameloblastoma, pleomorphic ade-
noma, myxoma and squamous cell carcinoma [2]. However, the location of the
lesion does help to narrow the diagnosis, as septal lesions are less common than
sinonasal lesions [3]. Here we are presenting an uncommon case of unilateral
nasal mass which was diagnosed as benign salivary gland tumor.

Salivary gland tumors constitute about 3% of all neoplasms [4]. Pleomorphic
adenoma or mixed tumor of the salivary gland constitutes 60% of all salivary
gland neoplasms. 65% percent of cases involve major salivary glands, mainly the
parotid and 35% involve the accessory salivary glands, mainly the oral cavity and
especially the palate [5]. Although few cases have been reported in other sites,
PA of the nasal cavity is still rarely observed [6]. Among all reported cases of
pleomorphic adenomas in the nasal cavity, 80% arose from the mucosa of carti-
laginous or bony septum and only 20% originated from the lateral nasal wall [7].
Ersner and Saltzman suggested that the ectopic embryonic epithelialized cells on
the nasal septal mucosa, which appeared during the migration of the nasal buds,
are precursors of the septal pleomorphic adenomas [8]. Our objective is to brief-
ly discuss about clinical presentation, radiological findings, histological features

and management of this rare case.

2. Case Presentation

A 40 year old woman presented with one year history of right sided nasal ob-
struction and bleeding from right side nose occasionally. There was partial nasal
obstruction initially but from past 6 months it was complete obstruction. There
is a past history of nose surgery probably bilateral partial turbinectomy done 20
years back. She never had any significant nasal complaints until last 1 year.
There was no external deformity and no visual defects. Her weight was stable
and her general health was satisfactory.

Rigid nasal endoscopy revealed a deviated septum to the left and a large poly-
poidal mass filling the right nasal cavity. Probe was passed all around except medi-
al side, which suggests probable attachment to septum. There was no bleeding
on touch. There was no evidence of rhino-sinusitis and her postnasal space was
normal. There was no cervical lymphadenopathy.

Radiological examination (CT scan) demonstrated well pneumatised Para-nasal
sinuses and an expansile soft tissue density lesion in the anterior aspect of the
right nasal cavity. Septum is pushed towards left side causing narrowing of the
contralateral nasal cavity with indentation of left inferior turbinate (Figures
1(A)-(D)). The smooth surface, preservation of mucosal lining and the localized

nature of the mass were consistent with a benign lesion.
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(@) (D)
Figure 1. (A, B, C, D) CT PNS coronal sections showing a relatively well defined expan-

sile soft tissue density lesion in the anterior portion of the right nasal fossa with deviated
nasal septum to the left, and thinning of the right nasal bone can be noted. Narrowing of
the contralateral nasal cavity noted with indentation of left inferior turbinate.

We conducted Excision biopsy of the mass as it appeared to be a benign tu-
mour mostly confined to anterior nasal cavity. Intra-operatively we found smooth,
lobulated and firm mass arising from the Right anterior septal mucosa (Figure
2(A)), occupying the entire anterior nasal cavity, pushing the septum to the op-
posite side and causing pressure ulceration of the lateral wall mucosa above
remnant inferior turbinate. There was another small attachment noticed over the
septal mucosa at the vomero-cartilaginous region (Figure 2(B)). Complete exci-
sion from anterior attachment with 5 mm free margin until cartilage is exposed
was done. Posterior attachment was excised with the segment of vomerine bone
and cartilaginous septum attached to it. The septal mucosa of the opposite side
was preserved. The patient was discharged on the same day and the postopera-
tive period was uneventful.

Histopathological analysis of the tumor has shown cellular lesion comprising
of ductal epithelial cells and myoepithelial cells in a myxoid stroma (Figure
3(A)) suggesting a benign pleomorphic adenoma with no focus of malignant
change. The resection margins were clear. Immunohistochemistry shown CK 7
positive in the ductal epithelial cells (Figure 3(B)), p63 and calponin highlights
the myoepithelial cells (Figure 3(C)) indicating benign salivary gland neoplasm
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(B)

Figure 2. (A) intra operative endoscopic picture showing partially debulked tumor with
its attachment to septum (black arrow), (B) picture showing tumor attachment (black ar-
row) to the mucosa of bony (vomer) cartilaginous junction.

Figure 3. HPE (A) and IHC (B & C) pictures. (A) Cellular lesion comprising of ductal
epithelial cells and myoepithelial cells in a myxoid stroma (H & E; x100 and 400); (B) CK
7 positive in the ductal epithelial cells; (C) p63 and calponin highlights the myoepithelial

cells.

consistent with pleomorphic adenoma. As it was benign tumor, no further treat-
ment was advised except regular follow ups. Patient was under regular follow up
for 2 years without any nasal complaints and repeated nasal endoscopic exami-

nation revealed no recurrence of the disease.
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3. Discussion

Pleomorphic adenoma (PA) is a mixed, usually benign tumor of the main sali-
vary glands, mostly observed in the parotid gland [9]. It is less frequent in minor
salivary glands of the hard and soft palates. Other rare sites are the upper aero-
digestive tract including the nasal cavity, pharynx, larynx, trachea, and lacrimal
glands [10]. In the upper respiratory tract, the most favored site of origin is the
nasal cavity, followed by the maxillary sinus and the nasopharynx [11]. Denker
and Kahler [12] first reported the case of pleomorphic adenoma of the nasal cav-
ity in 1929. The majority of intranasal PAs arise from the nasal septum. In our
case the origin of the tumor was from nasal septum. PAs originating from the
lateral wall and inferior turbinate account for only 9.8% - 20% of the reported
cases, although most of the minor salivary glands are located in the lateral nasal
wall and turbinates [13].

According to Stevenson, remnants of the vomero-nasal organ, an epithelium-
lined duct in the cartilaginous nasal septum degenerated in early fetus, could be
the reason for the appearance of these tumors in this particular region [14]. Ac-
cording to Evans and Cruikshank, it originates directly from the matured sali-
vary glandular tissue [15]. Larger studies of intranasal pleomorphic adenoma in-
clude 40 cases reported by Compagno and Wong and 59 cases reported by Wa-
kami et al [7] [16].

Intranasal PA is more frequently seen in women and occurs between the third
and sixth decades of life [10]. In our case the patient is typically middle-aged
woman. There is no reported correlation with occupational exposure or inhaled
toxic chemical compounds. It is generally known to be a slow-growing tumor
and therefore clinical symptoms appear after a long silent period.

Typical presenting features include unilateral nasal obstruction (71%) and
epistaxis (56%). Other signs and symptoms include a mass in the nose, nasal
swelling, epiphora, and mucopurulent rhinorrhea [7]. PAs are dome-shaped, exo-
phytic, polypoid, oval, firm, gray, smooth and capsulated masses. No destruction
of the surrounding tissue is observed [17]. The tumor size varies from 5 mm to 7
cm [10]. Our patient presented with unilateral nasal obstruction and epistaxis.
On endoscopy there was a smooth, polypoidal and firm mass.

The most useful imaging studies for diagnosis of intranasal PA are CT and
MRI. The role of these techniques is to detect the mass and to determine its ori-
gin. However, it is difficult to demonstrate the origin when the masses reach
larger sizes. CT may reveal a well-defined, lobulated mass displacing the nasal
septum on nonenhanced images. PAs arising from the nasal septum are usually
multilobulated on CT and MRI, as noted by Motoori ef al [18]. CT is useful to
demonstrate the calcifications within the tumor and adjacent bony changes. Al-
though scattered punctate calcification has been reported on non enhanced im-
ages [18], calcification was not present in our case. In this patient on CT PNS the
tumor measured 3 x 2.5 x 2.5 cm.

Histologic appearance of pleomorphic adenoma includes admixture of epi-
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thelial, myoepithelial and stromal components, including the presence of acini
or tubules and a myxochondroid stroma. Pleomorphic adenomas of the aero di-
gestive tract are characterized by epithelial tissue mixed with mucoid or chon-
droid tissue appearance. They have high cellularity and lack of a stromal com-
ponent, because of which they resemble aggressive epithelial tumors [7]. Nasal
pleomorphic adenoma thus is frequently interpreted as more aggressive neop-
lasm based on initial biopsy results. Many cases of misdiagnosis of pleomorphic
adenoma of the nasal cavity such as squamous cell carcinoma, adenoid cystic
carcinoma and adenocarcinoma are reported in the literature [19].

Immunohistochemical analysis (IHC) plays an important role in determining
the accurate diagnosis. In a classical PA, the THC stains positive for various cy-
tokeratins, S100 protein, glial fibrillary acid protein (GFAP) and Vimentin, a
smooth muscle actine (SMA). This describes the “mixed” nature of the tumor,
namely, the stromal and the epithelial line [20]. On contrary to the mixed nature
of PA, in our case the lesion is cellular and the ductal epithelial cells are hig-
hlighted on Ck7 and the myoepithelial cells are highlighted on p63 and calponin.
Ki67 labelling index is low staining 2% of the cell representing the benign nature
of the tumor.

The treatment of choice for pleomorphic adenoma in the nasal cavity is local
surgical excision with histologically clear margins [21]. In the case of intranasal
pleomorphic adenoma, several surgical approaches have been used to achieve
wide local clearance and these include intranasal, transnasal endoscopic, external
rhinoplasty, lateral rhinotomy and mid facial degloving [22]. We did transnasal
endoscopic excision of the tumor with clear margins. For nasal PA, Compagno
and Wong reported three cases of local recurrence among 40 patients (7.5%) at 3
years’ follow-up [7]. The risk of malignant transformation is 6% [5] and is esti-
mated at 1.5% within 5 years in the absence of resection [23]. Roijer et al sug-
gested that amplification and over expression of HMGIC and possibly MDM2
may be genetic factors for malignant transformation of PA [24].

There has also been a report of metastasis to the submandibular lymph-node,
in a recurrent septal pleomorphic adenoma, 17 years after the first diagnosis.
Even in this case, the microscopic features of both the primary and metastatic le-
sion were benign. In this regard, an iatrogenic theory has been proposed. This
theory suggests that the metastasis occurs because of incomplete excision or in-
advertent disruption of the tumor with consequent spread through hematogen-
ous or lymphatic routes. Pulmonary, hepatic and bone metastasis have also been
reported [25]. Nevertheless, postoperative follow-up is necessary for all patients
with intranasal PA because as many as 10% of patients may experience a recur-

rence despite wide local excision with clear margins [17].

4. Conclusion

Pleomorphic adenoma presenting as a slow-growing unilateral nasal mass is very

rare, it is important to consider among various differential diagnoses. Rigid nasal
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endoscopy and CT scan will help to know physical characteristics and extent of
the tumor, guiding us to differentiate between benign and malignant lesions in
cases presenting early. Complete Excision biopsy by transnasal endoscopic ap-
proach is almost always preferred whenever suspecting benign lesion. In early
presentation when confined to nasal cavity, excision biopsy serves as both diag-
nostic and therapeutic procedure. As pleomorphic adenoma has chances of re-
currence and malignant transformation, always all the patients are advised long-
term follow-up with both endoscopic and radiological investigations whenever

necessary.
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