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Primary sinonasal ameloblastoma — a rare cause
of unilateral nasal obstruction

[IpumapHu CHHOHA3aJIHU aMeNo0IacTOM — Pellak y3pOK
JEIHOCTpaHe HOCHE OTICTPYKIIH]je

SUMMARY

Introduction Ameloblastomas are rare, locally
invasive benign jaw tumours originating from
odontogenic epithelium and their presence in sinonasal
tract is usually due to their spread from gnathic region
of the maxilla. Primary sinonasal ameloblastomas are
extremely rare, with only a handful of cases being
reported so far. The objective of this article was to
describe a patient with a primary ameloblastoma of the
right maxillary sinus and nasal cavity.

Case outline We report a case of a 67-year-old male
patient with a vyear-long history of progressive
unilateral nasal obstruction. Clinical and CT
examination revealed a mass in the right maxillary
sinus and right nasal cavity. After in-office biopsy in
local anaesthesia which suggested the diagnosis of
ameloblastoma, the patient underwent complete
removal of the mass by medial partial maxillectomy.
Histopathologic analysis confirmed the diagnosis of
ameloblastoma.

Conclusion Primary sinonasal ameloblastoma is
clinically and radiographically similar to the more
common pathology of this particular area and.should
be included in the differential diagnosis of unilateral
nasal obstruction. The treatment of choice is complete
surgical resection. Due to the rarity of the disease and
small number of cases described so far in the
literature, there is still no consensus regarding the
optimal surgical technique.
Keywords:  ameloblastoma,
paranasal sinuses, maxillectomy
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CAXETAK

YBoa AmMeno01acTOMHU Cy PeTKH, JJOKATHO HHBa3UBHH
OCHUTHH TYMOPH BHWJIHMIA KOjH TOTHIY - OX
OJIOHTOTCHOT eIUTeNa, a HHUXOBa I0jaBa Y/ Mpeiely
HOCa M CHHyca je Hajuyemie IMOCIICAMIA IIUPCHA
TYMOpa W3 3arpHXajHOT Mpejeiia FOPHE  BUJIMIE.
[MpumapHu ameno0acTOMU HOCHO-CHHYCHE peruje cy
W3Y3€THO PETKH M J10Ca/Ia j€ OMICaHO cBera HEKOJINKO
ciy4ajeBa. Lluib oBor 4imaHka je OMO Ja NMpHUKa)keMo
Clydaj TAIMjeHTa ca MPUMapHHM aMeI00IacTOMOM
JeCHOT MaKCHUJIapHOT CUHYCa M HOCHE ITYIUEHHE.
[puka3 6osecHuka Jlprkasyjemo cimydaj Mymkapia
crapor 67 TomuHa a HPOTPECHBHOM jEIHOCTPAHOM
HOCHOM  ONCIpykuujoM. . KiuHWMYkH Hamaz W
KOMIIjyTepru30BaHa ToMorpaduja Ccy yKazaam Ha
eKCIaH3MBHY | HPOMEHY, Y HOECHOM MaKCHIapHOM
CHHYCY/ M Y JECHOj’ HOCHOJ IIymbuHH. HakoH
OuoTICHje Y JIOKATHO] aHeCTe3Uju Koja je yKasaia Ha
ameno0JIacToM, |yYHIbCHA j€ TMaplyjalHa MeujaiHa
MaKCHJIEKTOMUja u pecekimja TyMopa.
XHUCTONATOJIONIKA aHAIU3a je MOTBPIUIA JHjarHO3y
ameno0aacToMa.

3aksbyyak [IpumapHu amMesno01acToM HOCHO-CHHYCHE
peruje je KIMHUYKK M PaJHoJIONIKH CiIW4aH 4demrhoj
MATOJIOTHjH OBE peruje W Tpebano OW ra YKIBYUUTH y
IuQepeHnrjaHy — IHjarHo3y  jeJHOCTpaHe HOCHE
omnctpykiuje. Jleuewe w300pa je  KOMIUICTHA
XUpyplika pecekuuja. OO3MpOM Ha PETKOCT OBOT
000JpeHa, Ka0 M Ha Mald Opoj 10 caja ONUCAHUX
cllydajeBa, TPEHYTHO HE I[IOCTOJH CArjlaCHOCT O
OIITHUMAJIHOj XUPYPIIKO] TEXHHUIIH.

KibyyHe peuu: ameno0iacToM, HOCHO-CUHYCHHU
TYMOp, apaHa3alHe IYIJbUHE, MAKCUIICKTOMU]ja

Ameloblastomas are rare, locally invasive benign tumours originating from odontogenic

epithelium [1]. They consist about one percent of all jaw tumours, with mandible more frequently

affected than maxilla [2]. Primary sinonasal ameloblastomas without involvement of the maxillary

alveolus are extremely rare. In this article we describe the case of sinonasal ameloblastoma located in

the right maxillary sinus and in the right nasal cavity, which was initially biopsied in ambulatory

setting and subsequently treated by partial medial maxillectomy.
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CASE REPORT

A 67 year-old male patient came to our department with a year-long history of progressive,
right-sided nasal obstruction. Relevant medical history included hypertension and glaucoma, for
which he was taking regular medications. There was no history of prior sinonasal disease, allergies or
tobacco use. Anterior rhinoscopy revealed a solitary polypoid lesion, originating from the middle
meatus (meatus nasi medius) and partially involving the common nasal meatus (meatus nasi
communis) on the right side. The surface of the lesion didn’t have the typical “glassy” appearance of
nasal polyp and was somewhat more firm on palpation. A CT of the nose and paranasal sinuses
demonstrated mixed-density mass, completely opacifying the right maxillary sinus, with displacement
and partial destruction of its medial wall and propagation in the nasal cavity (Figure'1). An in-office
biopsy under local anesthesia was performed and initial histopathologic examination suggested a
diagnosis of ameloblastoma. The patient then underwent right partial medial maxillectomy through
the modified Weber-Ferguson incision (Figure 2). During the operation the solid and well-defined
lesion completely filling the right maxillary sinus was noted, along with its intranasal component
which was observed on initial clinical examination. The-lesion was removed in“en-bloc fashion,
together with the medial wall of the maxillary sinus, including the inferior nasal concha. The
structures removed resulted in the creation of wide antrostomy, which would further facilitate the
postoperative examinations using rigid Hopkins telescopes. The definitive diagnosis of
ameloblastoma was confirmed by histopathology. (Figure 3). The postoperative period was uneventful
and the patient was discharged four days following surgery. The patient is currently on a regular

endoscopic follow-up, which has shown no recurrence of the disease 10 months after surgery.

DISCUSSION

Most ameloblastomas in the sinonasal region appear secondary to an extension of a tumour of
gnathic origin into this area [3].However, primary sinonasal ameloblastomas without evident gnathic
involvement, have also been described [4,5].Unlike their gnathic counterparts which appear usually
between 35 and 45 years of age with no distinct gender predilection, sinonasal ameloblastomas mostly
affect male patients in their 6th and 7th decades of life [6]. The proximity of the odonthogenic
apparatus and sinonasal cavity during embryogenesis could potentially result in misplacement of
odontogenic cells in the sinonasal epithelium or the abnormal differentiation of the pluripotent basal
cells of the sinonasal mucosa. The possibility of origin from the bony structures of the nasal turbinates
has also been proposed [5,6]. It is unclear whether the chronic inflammation of the sinonasal mucosa
may be the triggering event in the pathogenesis of ameloblastoma or if it is secondary due to tumour

presence in the sinonasal tract [7]. Histologically, ameloblastomas are benign neoplasms with locally
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aggressive behaviour and marked tendency for late recurrence. Cases of malignhant alteration and
distant metastases, although exceptionally rare, have also been reported [8,9].They manifest with
nonspecific nasal symptomatology, including progressive nasal obstruction, recurrent epistaxis, facial
swelling or sinusitis. On examination, a soft tissue mass in the nasal cavity is usually noted. Clinically
and radiologically, sinonasal ameloblastomas are indistinguishable from more common nasal
pathology such as polyps, chronic sinusitis or inverted papilloma. Unilateral nasal involvement and
CT signs of bone affection should raise suspicion of a neoplastic process, and definitive diagnasis of
ameloblastoma is only possible with a biopsy followed by histopathological analysis. A wide surgical
excision is the treatment of choice [10]. The choice of operation is usually dictated by the extent of
the disease. A variety of transfacial approaches, such as lateral rhinotomy, sublabial” or Weber-
Ferguson incisions provide good visual control and enable wide excision. Simple curettage of
maxillary sinus is usually associated with recurrence. Wider excisions by means of partial or radical
maxillectomy have better outcomes. Recently, endoscopic management of ameloblastomas has been
described, with reportedly less perioperative morbidity and better-disease control [11].A combined
transfacial and endoscopic approach was also reported [12]. In the case'\described we have chosen
medial maxillectomy through modified Weber Ferguson incision, based-on involvement both of nasal
cavity and of maxillary sinus, as well as CT evidence of bone affection of its medial wall. Currently
there is no consensus regarding the choice of surgical technique, as a result of the small number of
reported cases. In cases of infiltrative tumours where complete removal proves difficult or impossible
due to its adherence to the surrounding/ structures, postoperative radiotherapy can be used as an
adjuvant treatment. [13] In our case, the tumour was well-defined and was completely removed
through the selected approach without difficulties. Radiotherapy could be used as a single therapy in

the case of locally advanced disease uncontrollable by surgery alone.[14].

Given the benign histologic nature of sinonasal ameloblastoma and its high potential for local
recurrence, we would favour the wide surgical excision which we achieved through transfacial
approach. The definitive choice of surgical treatment for sinonasal ameloblastoma is still controversial
and requires a larger series of patients. Due to the tumour potential for late recurrence, regular
periodic checkups are essential and the exact treatment outcome should only be assessed after long-
term  follow-up.” In our case, wide communication of the nasal cavity with the remnant of the
maxillary sinus was created, thus providing relatively simple follow-up using rigid Hopkins

telescopes in outpatient service.
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Figure 1. Coronal CT of the nose and paranasal sinuses (bone and soft tissue windows)
demonstrating a mixed density mass in the right maxillary sinus and/with an extension to the right
nasal cavity
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Figure 2. The tumour (tri}angles) expésed throgh the madified Weber—Ferguson incision
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Figure 3. The tumour consisting of loosely arranged stellate cells resembling the stellate reticulum of
the tooth germ, surrounded by peripheral rim of palisading cells (H&E, x25)
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