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Abstract

Adenoid cystic carcinoma is a less commonly diagnosed cancer that may affect the major or minor
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salivary glands. We present a 70 year old male patient who was admitted to the Department of Oral

Medicine, School of Dental Medicine in Zagreb, Croatia due to pain in the right maxilla. In this case
we report a case of the patient with unilateral pain in the maxilla & eye which lead to the diagnosis of

adenoid cystic cancer without any visible oral lesions.

Introduction

Adenoid cystic carcinoma is a rare malignant tumor with
an incidence rate of less than 1% of all head and neck ma-
lignancies (1). It constitutes approximately 29.6% of minor
salivary gland tumors (2) and affects both males and females,
without any sex predilection, and usually occurs after the
fifth decade of life (3). The palate is the most common site of
intra-oral lesions. In the major salivary glands, adenoid cys-
tic carcinoma most commonly affects the parotid and sub-
mandibular glands, while palate is most frequently affected
in the area of minor salivary glands, followed by the floor of
the mouth, tongue and lip. In some cases it can present in
the jaws as a primary intraosseous tumor (4). Characteristic
signs of adenoid cystic carcinoma are slow growth pattern,
tendency to local reccurrences, postponed appearance of the
distal metastases as well as neural invasion (5). The most im-
portant prognostic factors include tumor size, grade, stage,
lymph node involvement, neural invasion and margin status
(6). Diagnosis is based on clinical examination, histopatho-
logical analysis of a biopsy specimen and imaging techniques.
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Uvod

Adenoidni cisti¢ni karcinom rijedak je zlo¢udni tumor s
incidencijom manjom od 1 % medu svim tumorima glave
i vrata (1). Cini otprilike 29,6 % tumora malih #lijezda sli-
novnica (2) i podjednako zahva¢a muskarce i Zene, bez spol-
ne predilekcije te se uglavnom pojavljuje u dobi nakon pe-
deset godina (3). Unutar usne Supljine najcesée zahvaceno
mjesto jest nepce. U velikim Zlijezdama slinovnicama ade-
noidni cistiéni karcinom naj¢esée zahvaca parotidne i sub-
mandibularne Zlijezde, a na nepcu podruéje malih slinovnica
pra¢eno dnom usne Supljine, jezikom i usnicom. U pojedi-
nim slu¢ajevima nastaje u ¢eljustima kao primarni intrako-
Stani tumor (4). Karakteristi¢ni znakovi adenoidog cisti¢nog
karcinoma su spori rast, sklonost lokalnim recidivima, od-
godena pojava udaljenih metastaza te neuralna invazija (5).
Najvazniji prognosticki ¢imbenici ukljucuju veli¢inu tumo-
ra, stupanj, stadij, zahva¢enost limfnih ¢vorova, neuralnu in-
vaziju i status rubova (6). Dijagnoza se temelji na klinickom
pregledu, histopatoloskoj analizi biopsijskog uzorka i slikov-
nim tehnikama.
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In this report, we present a case of sharp unilateral pain in
the maxilla & eye in whom diagnosis of adenoid cystic can-
cer was established albeit no visible oral lesions could be seen.

Case report

A 70 year old male patient was admitted to the Depart-
ment of Oral Medicine, School of Dental Medicine in Za-
greb, Croatia in April 2017 due to pain in the right maxilla.
In March 2016, he went to an ear, nose and throat (ENT)
specialist due to pain in the right maxilla and a CT scan of
the paranasal sinuses was obtained. Speckled zones of bone
demineralization of the distant part of the right side of the
hard palate were found. Since no soft tissue pathology could
be seen, the patient was sent to MRI examination of the head
which he never did. Our clinical examination revealed a mild
assimetry of the hard palate, therefore a panoramic image was
taken. It showed a mass on the right side of the maxilla and
the cheek (Figure 1). Furthermore, the patient was admit-
ted to the Emergency Ophthalmology Department due to
pain in the right eye. The ophtalmologist treated the patient’s
glaucoma and recommended the use of ultrasound for diag-
nostic imaging of the eye, which the patient did not perform.
Six months after the first examination at our Department,
he was admitted again and tumorous thickening of the right
maxilla could be noticed (Figure 2). He was immediately re-
ferred to a maxillofacial surgeon and a biopsy of palatal swell-
ing was taken. A histopathological analysis revealed a tumor
of a minor salivary gland, composed of both cribriform and
tubular areas of atypical cuboidal epithelial cells with fossae
of central necrosis within the cribriform areas. The final di-
agnosis was established. It was an adenoid cystic carcinoma
(Figure 3).

The MSCT of the head, neck, and thorax examination
was performed by standard recording techniques with 3D re-
constructions. On the transitions between the head and the
neck in the projection of the maxillary anthrum to the right,
and on the right half of the nasal cavity, a soft neoplastic het-
erogeneous contrast-absorbed process of about 48 mm in di-
ameter was shown. Craniocaudal dimension of the lesion was
about 70 mm with invasion into the right ortbit and the mid-
dle skull to the anterior part of the cavernous sinus. A dorsal
lesion went to the right half of the sphenoidal sinus (Figure
4). On both sides of the neck, in region II, more oval lymph
nodes without pathology were found.

Due to the size of the lesion and structures compromised,
the tumor was inoperable, therefore, the patient was treat-
ed by radiotherapy. Radiation dose was 70 Gy divided at 35
fractions. After radiotherapy, the tumor has greatly reduced
its size (Figure 5).

Discussion

The differential diagnosis of aggressive intraoral lesions
should, among others, consider various salivary gland tu-
mors. In case of an aggressive lesion which involves hard
palate, differential diagnoses should involve adenoid cystic
carcinoma of the minor salivary glands (2). Adenoid cystic

Adenoid cisticnog karcinoma u gornjoj celjusti

U ovom prikazu predstavljamo slucaj bolesnika s jedno-
stranom ostrom boli u gornjoj ¢eljusti i oku kojem je postav-
liena dijagnoza adenoidnog cisti¢nog karcinoma, a bez pro-
mjena u usnoj Supljini.

Prikaz slu¢aja

U Zavod za oralnu medicinu Stomatoloskog fakulteta
Sveucilista u Zagrebu (Hrvatska) u travnju 2017. godine do-
$a0 je 70-godisnjak zbog bolova u desnoj strani gornje ¢elju-
sti. U ozujku 2016. pregledao ga je otorinolaringolog zbog
bolova s desne strane gornje ¢eljusti te je ucinjen CT parana-
zalnih sinusa. U distalnom dijelu desne strane tvrdog nepca
uocene su mrljaste zone demineralizacije kosti. § obzirom na
to da na nalazu CT-a nije bilo vidljive patologije mekog tki-
va, bolesnik je upu¢en na snimanje magnetskom rezonanci-
jom koje nikad nije u¢inio. Na$ klinicki pregled otkrio je bla-
gu asimetriju tvrdog nepca te je udinjen ortopantomogram
(OPG). Na OPG-u bila je vidljiva masa na desnoj strani gor-
nje Celjusti i obraza (slika 1.). Nadalje, bolesnik je hitno upu-
¢en na oftalmoloski odjel zbog boli u desnom oku. Oftalmo-
log je lijecio bolesnikov glaukom i preporucio ultrazvuk oka
koji bolesnik nikad nije ucinio. Sest mjeseci nakon prvog pre-
gleda u nasem zavodu, bolesnik je ponovno upuéen te se uo-
¢ilo tumorsko zadebljanje desne strane gornje celjusti (slika
2.). Odmah je poslan maksilofacijalnom kirurgu te je u¢inje-
na biopsija otekline na gornjoj ¢eljusti. Histopatoloska ana-
liza pokazala je tumor malih Zlijezda slinovnica sastavljen od
kribriformnih i tubularnih podru¢ja atipi¢nih kuboidalnih
epitelnih stanica s jamicama sredi$nje nekroze unutar kribri-
formnih podrucja. Postavljena je kona¢na dijagnoza — adeno-
id cisti¢nog karcinoma (slika 3.).

Utinjen je MSCT glave, vrata i toraksa standardnim teh-
nikama snimanja s 3D rekonstrukcijom. Na presjecima glave
i vrata u projekciji antruma maksile desno, te desne polovine
nosne Supljine, vidljiv je mekotkivni neoplasticni heteroge-
no kontrastno imbibiran proces od oko 48 mm u promjeru.
Kraniokaudalna veli¢ina lezije bila je otprilike 70 mm, s in-
vazijom u desnu orbitu i srednju lubanjsku jamu do prednjeg
dijela kavernoznog sinusa. Dorzalno se lezija pruza do desne
polovine sfenoidnog sinusa (slika 4.). Na obje strane vrata u
regiji II vidljivo je vise ovalnih limfnih ¢vorova bez patolos-
kih procesa.

Posljedi¢no velicini lezije i kompromitiranim struktura-
ma, tumor je bio inoperabilan te je bolesnik lijecen zrace-
njem. Doza zradenja iznosila je 70 Gy i bila je raspodijeljena
u 35 frakcija. Nakon lijecenja zra¢enjem tumor se znacajno
smanjio (slika 5.).

Rasprava

Diferencijalna dijagnoza agresivnih intraoralnih lezija, iz-
medu ostalog, ukljucuje razlicite tumore Zlijezda slinovnica.
Ako agresivna lezija obuhvaca tvrdo nepce, diferencijalna di-
jagnoza mora ukljucivati adenoidni cisti¢ni karcinom malih
zlijezda slinovnica (2). Ta novotvorina sporo i podmuklo ra-
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Slika 1. OPG je pokazao masu na desnoj strani gornje celjusti
Figure 1 OPG showed a mass on the right side of the maxilla

Slika 2. Tumorsko zadebljanje na desnoj strani gornje celjusti koje zahvaca alveolarni greben i tvrdo nepce od regije 11 do 18; na mekom

nepcu mogu se uociti teleangiektazije

Figure 2. Tumorous thickening of the right maxilla which involves alveolar ridge and the hard palate extending from the region 11 to 18.

Teleangiectasia can be noticed on the soft palate.

Slika 3. Adenoidni cisti¢ni karcinom sastavljen od kribriformnih i tubularnih podrugja atipi¢nih kuboidalnih epitelnih stanica (HE x 100)
Figure 3 Adenoid cystic carcinoma composed of both cribriform and tubular areas of atypical cuboidal epithelial cells (HEx100).

Slika 4. MSCT glave i vrata; lezija na nepcu Siri se u meko tkivo obraza, u desnu orbitu i prednji dio kavernoznog sinusa te u sfenoidni sinus
Figure 4 The MSCT of the head and neck. The palatal lesion extends to the soft tissue of the cheek, into the right orbit and into the anterior

part of the cavernous sinus as well as into the sphenoid sinus.

Slika 5. Smanjenje tumora nakon lijecenja zracenjem
Figure 5 Reduction of the tumor after radiotherapy.

carcinoma has a slow and often insidious growth pattern and
most patients present at advanced stages of the disease. Based
on tumor location, patients might have different signs and
symptoms. Pain is a common clinical finding due to an early
perineural invasion of the neoplastic cells (7). Adenoid cys-
tic carcinoma develops frequently in minor salivary glands in
comparison to the sublingual and parotid glands. Sometimes
it starts as a jaw lesion (2).

It is a well known fact that the pain arising from non-den-
tal causes might be confused as pain arising from the tooth,
which leads to misdiagnosis. Park e 4/, reported an adenoid
cystic carcinoma of maxillary sinus misdiagnosed as chronic
apical periodontitis (8), Therefore, pain associated to salivary
gland malignant tumor may be misdiagnosed as pain from
odontogenic origin.

In a recent study of 4004 periapical lesions which were
diagnosed as endodontically associated pathoses, nine were
found to be malignant processes, seven of which were squa-
mous cell carcinoma, one Langerhans cell histiocytosis and
one adenoid cystic carcinoma located in the mandible (9).

Perineural spread of the head and neck cancer was stud-
ied in a recent review (10). The results have shown that dif-
fent types of head and neck tumors, including adenoid cystic

ste, pa ve¢ina oboljelih dolazi u napredovalim stadijima bo-
lesti. Ovisno o mjestu tumora, bolesnici mogu imati razlici-
te znakove i simptome. Bol je ¢est klinicki nalaz s obzirom
na ranu perineuralnu invaziju neoplasti¢nim stanicama (7).
Adenoidni cisti¢ni karcinom Cesto se pojavljuje u malim zli-
jezdama slinovnicama u odnosu prema sublingvalnim i paro-
tidnim Zlijezdama. Katkad pocinje kao lezija kosti (2).

Dobro je poznato da se bol koja potjece od nedentalnog
uzorka moze zamijeniti s boli koja potjece od zuba, $to rezul-
tira pogresnom dijagnozom. Park i suradnici opisali su slu-
¢aj adenoidnog cistinog karcinoma maksilarnog sinusa koji
je bio pogresno dijagnosticiran kao bol koja potjece od zuba
(8). Zato se bol povezana sa zlo¢udnim tumorom Zlijezda sli-
novnica moze pogresno dijagnosticirati kao bol zubnog po-
drijetla.

U nedavnoj studiji u kojoj su pra¢ene 4004 periapikalne
lezije koje su dijagnosticirane kao endodontski povezane pa-
toze, za devet je ustanovljeno da su zlo¢udni procesi od ko-
jih su sedam bili planocelularni karcinomi, jedna histiocitoza
Langerhansovih stanica i jedan adenoidni cisti¢ni karcinom
smjesten u donjoj Celjusti (9).

U nedavnoj studiji istrazivano je perineuralno Sirenje kar-
cinoma glave i vrata (10). Rezultati su pokazali da razli¢i-
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carcinoma, can result in complications involving the afferent
or efferent visual system. The authors have also reported in-
volvement of trigeminal nerve and atypical facial pain. Ac-
cording to these data, a strong correlation between adenoid
cystic carcinoma and pain in the ophtalmic region, as was
shown in our patient, could be implicated.

The patient was treated only with radiotherapy.This case
report highlights the fact that although the oral cavity find-
ing might be without any visible lesions, sharp unilateral pain
might suggest underlying malignancy in the affected area as it
was seen in this case.

Sazetak

Adenoidni cisti¢ni karcinom rjede je dijagnosticirani tumor koji moze zahvatiti velike i male Zlijezde

Adenoid cisticnog karcinoma u gornjoj celjusti

ti tipovi tumora glave i vrata, ukljucujuéi adenoidni cisti¢ni
karcinom, mogu rezultirati komplikacijama koje zahvacaju
aferentni ili eferentni vidni sustav. Autori su takoder zabilje-
zili zahvacenost trigeminalnog Zivca i atipi¢nu facijalnu bol.
Prema tim podatcima, postoji snazna korelacija izmedu ade-
noidnoga cisti¢nog karcinoma i boli u oftalmi¢nom podru¢-
ju, kao $to je istaknuto u nasem slucaju.

Bolesnik je mogao biti lije¢en jedino zra¢enjem. Ovaj pri-
kaz slucaja istice ¢injenicu da, iako usna Supljina moze biti
bez vidljivih lezija, ostra unilateralna bol moze upuéivati na
podleze¢u zlo¢udnu promjenu u zahva¢enom podru¢ju, kao
$to je bilo u ovom slucaju.

Zaprimljen: 28. oZujka 2018.
Prihvacen: 21. studenoga 2018.

slinovnice. Prikazan je slucaj 70-godisnjeg bolesnika koji je upuéen u Zavod za oralnu medicinu Sto-

matoloskog fakulteta u Zagrebu zbog boli u desnoj strani gornje celjusti. U ovom slucaju opisujemo
kako jednostrana ostra bol u gornjoj celjusti i oku moze ukazivati na dijagnozu adenoidnog cisti¢nog

karcinoma, iako bolesnik nema u usnoj supljini vidljivih promjena.
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