Evéiagépouoa nepimuwon

e Bifhioypagixri Avaokdrmon
Case Report with Literature
Review

" Obovtiatpog, Metarmuxia-
K6¢ ortntric Epyaotpiou
[poAnmukric Odovuatpikiig,
[epiodovrodoyiag kai Bioko-
yiag Euguteuudtwy, Turua-
106 Odovuatpikrig Al1.0..

2 Obovtiatpog, latpdg, Ai6d-
kwp Odovuatpikic Al1.0,
Emik. KabBnyntrig Ztouatoro-
yiag, Turjuatog Odovuatpr-
kri¢ A1.0..

3 Ap Ap 2TTIX, Obovtiatpog,

latpdg, Aibdktwp Odovuatpr-

k¢ kar latpikric EKT1A,
Avar\. AievBuvtrig, KAviki
2ITTX Ogpaneutnpiou
«METROPOLITAN.
*latpdg MNaBoloyoavatdpiog,
Aibdktwp latpikic Al1.0..
2uvepydng Epyaotnpiou
2topatodoyiag, TurAuatog
Obovuarpikic Al1.0.

° Obovtiatpoc, Msc, Aibd-
kwp Odovuatpikic Al1.0,
Kabnyntic, Aicubuvtric Ep-
yaotnpiou XtopatoAoyiag,
Turjuatog Obovuiatoikric
AllG.

Apxeia EMnvikric Ztouatikric kai [vaBompoowrikiic Xepoupyikric (2021) 1, 13-17
Hellenic Archives of Oral & Maxillofacial Surgery (2021) 1, 13-17

13

2wAnvwodeg Adévwpa EAdooovog Zialoyovou Adéva:
Ava@opd mePIMTWOEWG Kal CUVTONN avaoKoTnon

s PiBAioypagiag

Mavayiwtng KAPAKQSTAY!, Amdotohog MATIAKHS 2, Avactdaoiog | MYAQNAZ?,
EheuBépioc ANATNQZTOY?, ABavdaiog NOYAOINOYAOS?®

Epyaotipio Zroparodoyiac Turiuatog Odovuiatpikiic, 2xorj Emotnuav Yyeiac AM1.0. (Alvtrig: Kabnyntric ABavdoiog [NouAs-
mouAoc), KAvikrj 2topatikic kar N'vaBorpoowrikic Xejpoupyikric Oeparneutnpiou “METROPOLITAN (Alvtric: AvarA. Kabnyn-

¢ . X T¢épurroc)

Canalicular adenoma of minor salivary gland: Report
of a case and a brief review of the literature

Panagiotis KARAKOSTAS, Apostolos MATIAKIS, Anastassios I. MYLONAS, Eleftherios ANAGNOSTOU,

Athanasios POULOPOULOS

Department of Oral Medicine and Pathology, School of Dentistry, Aristotle University of Thessaloniki (Head: Professor Athanasios
Poulopoulos), Department of Oral and Maxillofacial Surgery, “METROPOLITAN” Hospital (Head: Assoc. Professor F. Ch. Tzerbos)

MEPINHWH: Avagépetar mepimwon aoBevoug, e ow-
Avadeg adévwpa ehdooovog alahoydvou adéva PAev-
voyovou dvw xefhoug, ou mpoonAOe otnv KAivikr| 2to-
patoAdoyiag tou Turpatog Odovuatpikig AlNO. H
BAGPN eEaipébnke xeipoupyikd umd torikr avaiobnaia.
O 1otoraBoloyikdg éheyxog amédei€e v Umapén ow-
Anvadoug adevipatog eAdocovog olahoydvou adéva.
2N 2ulftnon Tou akoAouBel, mpayuatoroleital ouvto-
pn avaokarnon e BIBNoypagiag kar avagopd oty ar-
Tionaboyéveia kai ) diapopodiayVwoTIKy TIPOCEYYION
™G PAGBNG.

AEZEIX KAEIAIA: KahoriBn veomAdouata olaAoydvwy
adévwv, owAnvndeg adévmpa, eAdoowv ClaAoyovog
abévac.

SUMMARY: We refer a case of a canalicular adenoma of
minor salivary gland, located at the submucosal region of
the upper lip. The patient’s clinical state was thoroughly
studied, along with the histopathological findings. Numer-
ous histogenesis theories and the appropriate tumor
treatment are mentioned, being always in accordance
with the relative literature. Canalicular adenoma of minor
salivary gland is a rare oral mucosa lesion. The differential
diagnosis among many oral swellings is interesting. The
surgical excision is the treatment of choice. The histo-
logical examination confirms the clinical diagnosis.

KEY WORDS: Benign salivary gland neoplasm, canalicular
adenoma, minor salivary gland.
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EIZAIQrH

To ocwhnvdeg adévwpa (ZA) amotelel omdvio kKahdn-
Beq vedmhaopa Twv eAdoooVmV alahoyovwy adevwv.
Apxikd BewpriBnke 6T n BAGPN Mpoépxetar and tov Te-
NS ekpopntikd Topo (Dayisoylu kai ouv. 2012, Thomp-
son kai ouv. 2015). TMepiypdenke yia TPkt @opd wg
owAnNvwdng dykog and tov McFarland to 1942, eva pe-
pIkEG Sexaetie apydtepa Mol ouyypageig Tpdteivav
Tov 6po povdpopo adévwpa (McFarland 1942, Rauch
kal ouv. 1970). 2Apepa 1o owAnvndeg adévwua kai To
Baoikokuttapikd adévwua Bewpouvtar &t anoteholv
id1a khiviki] ovtdtnta (Dayisoylu kai ouv. 2012), mapdio
TIOU OPIOHEVOI OUYYPAQEIG IoxupiCovtal &t to 2A aro-
Tehel ToikiNa Tou Bacikokuttapikoy adevwuatog (Peraza
kar ouv. 2017). O maykdopiog Opyaviopds Yyeiag to
1991 otnv tagivépnon twv dykwv Twv olahoydvewy adé-
VWV, QVayVWPIoE TO 0wANVWSEC adévwua wg Eexwplotd
oyko (Dayisoylu kai ouv. 2012, Samar kai ouv. 2014).
‘Ooov agopd ot ouxvoTtnTa ePEAviong oe oxéan He
TO QUAO, avagépetal eAapEd €MKPATNON TWV YUVAIKOV
petalu mépmmng kar €Bdopng dexaetiag TG (wrig évav
Twv avopwv ot avaroyia 1,8:1 (Samar kai ouv. 2014, Or-
tega kai ouv. 2018). To ZA amnotelel to 2 - 6,5 % Twv
kahoBwv BAaPwv kepanic kar Tpaxilou, evw oTIG av-
Tiotoixeg BAAPeg twv olahoydvwv adévwv avagépetal
mocootd -3 % (Samar kai ouv. 2014, Peraza kai ouv.
2017), map’ dhov Tou opIcHEVOl CUYYPAYEIC TO Kata-
Tdooouv otnv deltepn i oty Tpitn B€on ouxvotntag
EH(AVIONG avAPesa OTOUG OYKOUG TwV eEAACOOVWY Ola-
Aoydvwv adévwy (Samar kar ouv. 2014). H ouxvdtnta
eppAviong Tou 2A propel va eEaptdtal and yewypapl-
KoUG kal @uAetikoug mapdyovteg (Oliveira-Santos kai
ouv. 2012, Wang kai ouv. 2015). >& opiopéveg peréteg
avaeépetal uPnAdtepn ouxvotnta otoug Bopeioapepr-
kavouq kabwg kal Eupwraloug ev ouykpioer pe toug
Aocidteg (Wang kai ouv. 2015).

H evtdmon tou 2ZA oto dvw xelhog eival n ouxvotepn
(80%), akohouBoUpevn amd v evidrmon otov apeiakd
BAewoydvo, unepwa, yAdooa, £5agog otduatog, Adpuy-
ya, Tapwtida, Iypdpeio avipo, PAeVWoyovo NG Katw yvd-
Bou, olcopdyo kai omaboydpgio Tpiywvo (Dayisoylu kai
ouv. 2012, Samar kar ouv. 2014, Wang kai cuv. 2015,
Ortega kai ouv. 2018).

KAivikd, To 2ZA epgaviCetal wg euxivitn urofBAevwoydvia
S16ykworn, povripng (o€ mocootd 87%) kal Aiydtepo ou-
xvd TToAUAOPN (o€ mooootd |3%), mou avarrtiooetal
Bpadéwg, avduvn otny Tiiecn kai evOEXOPEVWE TTAPOU-
01dCel Mo kKhudaoud katd v YnAdenon (Oliviera-San-
tos kar ouv. 2012, Sivolella kai ouv. 2014, Ortega kar ouv.
2018). O BAevvoydvog tou 2A epgaviCetal ouvibwg po-
BIVOG, av Kal PEPIKEG POPEG PEAVICETAl EAAPPWG Kua-
vEPUBPOG, pipoUpevog TNV BAewokiotn (Oliviera-Santos
kar ouv. 2012, Samar kai ouv. 2014, Ortega kai ouv.
2018). Ztnv mheiovdtnta Twv 2A n SIdPeTpog kupaivetal
amé 0,5-2 cm (Rauch kai ouv. 1970, Ortega kar ouv.

INTRODUCTION

Canalicular adenoma (CA) constitutes a rare benign
tumor which derives from minor salivary gland, although
it was initially suggested that this lesion has a terminal
duct origin (Dayisoylu et al. 2012, Thompson et al. 2015).
McFarland was the first who described this lesion in 1942
as canalicular tumor, whereas some decades later other
authors suggested the term monomorphic adenoma
(McFarland 1942, Rauch et al. 1970). According to the
latter term, CA and basal cell adenoma (BCA) thought
to be the same entity (Dayisoylu et al. 2012). Few au-
thors claimed that CA was merely a variant of BCA (Per-
aza et al. 2017). Nonetheless, the World Health Organ-
ization in 1991 (WHO) set a salivary gland tumors clas-
sification scheme, where CA was recognized as sepa-
rated tumor (Dayisoylu et al. 2012, Samar et al. 2014).

A female prevalence between the fifth and seventh
decade with a female to male ratio 1.8:1 is reported
(Samar et al. 2014, Ortega et al. 2018). CA represents 2-
6.5% of all head and neck benign lesions, as well as 3%
of all salivary tumors (Samar et al. 2014, Peraza et al.
2017). Commonly it is referred as the second or the third
most frequent neoplasm of minor salivary glands (Samar
etal. 2014). In addition, geographic and racial factors may
influence the incidence of CA (Oliveira-Santos et al. 2012,
Wang et al. 2015). In some studies a higher frequency of
CA is stated in North American and European popula-
tions compared to Asian populations (Wang et al. 2015).
The most frequent location of CA reported is upper lip
(80%), followed by buccal mucosa, palate, tongue, floor
of mouth, larynx, parotid gland, maxillary sinus, mandible,
oesophagus, retromolar area (Dayisoylu et al. 2012,
Samar et al. 2014, Wang et al. 2015, Ortega et al. 2018).
Clinically, the tumor appears to be a multifocal (13%) or
solitary (87%), painless, mobile, slowly growing, firm or
slightly fluctuant on palpation, submucosal swelling
(Oliviera-Santos et al. 2012, Sivolella et al. 2014, Ortega
et al. 2018). The aforementioned mucosa appears usually

Eik. I: Mpogyxeipnuikr eikéva g PAGRNG.
Fig. I: Preoperative appearance of the lesion.
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Eik. 2: Aieyxeipnuikr eikdva. H oapdg mepiyeypappévn BAGPn armo-
KoMdTal ard tov XelAikd BAevwoydvo TTou TV KAAUTTTEL

Fig. 2: Intraoperative appearance. The well defined lesion is surgically
detached from the labial mucosa which covers it.

2018), omdte kal yivetar avuhnm n BAABN, av kai TG Te-
PICOBTEPEG POPEG AVAPEPETAl WG AOUNTTIWHATIKY, €Al
tiag Tou peyéboug tng (Dayisoylu 2012).

ANA®OPA MEPINTQXHZ

AobBeviiq dvopag nhikiag 84 etwv, mapaméueOnke otnv
KAvikr) tng 2topatoroyiag tou Tprpatog Odovuiatpikiig
Tou Al'l.©. amd tov odovtiatpd Tou, o omoiog diamiotw-
oe umoPAevvoydvia didykwon oto dvw xelhog kovtd
otov Kevipikd xahvo (Eik.1). H Afyn tou 1atpikoy 1oto-
pikoU amekdAuye &t o aoBevrig émaoxe amd ) vooo
Tou Parkinson, pe ehappd katd®Ohipn kar dvoia, IKavo-
moiNtikd puBIoPévoc and TV PApUAKeUTIK aywyr] TTou
eNdpBave. Amé tov evdootopatikd éheyxo diamotwbnke
N umapgn oto dvw xefhog TANGiov Tou KevrpikoU XaM-
vou, uttoPAevvoydviou GyKou oapwg TIEPIYEYPAHPEVOU,
diapérpou mepimou 7 mm. H BAAPN katd tnyv ynAdenon
Atav ehaotikr, avwduvn Kai eukivntn. Katd v e&woto-
patiky Wnhdenon, dev evtomiotnkav SIoyKwHEVO! Aep-
@adéveg. O akpIfric xpdvog NG epedviong Kai apd-
povAg Tou dyKkou ftav dyvwotog.

H apxikr] khivikd didyvwon ftav kahénBeg vedmAaoua
Tou BAevwoydvou Tou oTéPatog, eve 1 S1Iaopodiayv-
otkr poacéyyion TepieAdppave BAevvokiotn kabwg kal
d1éykwon ehdooovog olahoydvou adéva, opeiAdpevn oe
olaAoNBiaon Tou adéva autou. Ymé Tomkr) avaiobnoia
£YIVE XEIDOUPYIKY) TTAPACKEUH KAl €€ OAOKARpOU agaipe-
on ™G PAGPNg (Bik. 2, 3). H peteyxeipnukr mepiodog
umpe&e opahry. O 1otommaBoloyikdg éheyxog amédeie
v Umap&n ocwhnvndouc adevwpatog ehdooovog ala-
hoydvou adéva (Eik. 4, 5).

2YZHTHXH

Mepiypdonke mepfmwon owAnvwdoug adevpatog
ehdooovog olahoydvou adéva dvw xeihoug. H BAGPN ei-

Topog 22, No |,2021/Vol 22, No 1, 2021

Eix. 3: To xeipoupyiké mapackelacpa.
Fig. 3: The surgically excised lesion (surgical specimen).

pinkish, while in some cases its hue may also be red-
bluish mimicking a mucocele (Oliviera-Santos et al. 2012,
Samar et al. 2014, Ortega et al. 2018). The majority of
CA range between 0.5-2 cm in diameter (Rauch et al.
1970, Ortega et al. 2018). Most lesions are reported as
asymptomatic until the size of the swelling becomes vis-
ible (Dayisoylu 2012).

CASE REPORT

An 84-years-old male patient was referred to the De-
partment of Oral Medicine and Pathology, School of
Dentistry, Aristotle University of Thessaloniki, by his den-
tist, who detected a submucosal swelling, located at the
upper labial mucosa, close to the central frenum (Fig. I).
His medical history included Parkinson's disease, depres-
sion and a moderate dementia, well-controlled by the
appropriate medication. The intraoral examination re-
vealed a well circumscribed submucosal tumor about 7
mm in diameter, covered by normal in color labial mu-
cosa. The lesion was elastic, painless and movable in pal-
pation. There were no swollen cervical lymph nodes. No
clear information was given concerning the time when
the lesion was primarily observed.

The initial clinical diagnosis included oral benign neo-
plasm, mucocele and minor salivary gland sialolithiasis.
The tumor was surgically excised in toto under local
anesthesia (Fig. 2, 3). The post-operative period was un-
eventful. Histological examination revealed a canalicular
adenoma of a minor labial salivary gland (Fig. 4, 5).

DISCUSSION

A case of a CA is described. The tumor was an asymp-
tomatic submucosal swelling in the upper labial mucosa.
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Eik. 4: To cwlnvideg adévwpa kahurmdpevo amd Aermr vodn kdya
(A-E x50).

Fig. 4: Canalicular adenoma covered by thin fibrous capsule (H-E
x50).

XE TNV HOP®PN ACUNTTTWHATIKAG UToPAevvoydviag Sio-
ykwong. H didyvwon empBePaiwbnke and tov iotonabo-
Aoyikd éleyxo.

H kipia iotohoyikr| eikdva Tou owAnvwdoug adevipatog
eppaviCetal Ye T HoP®Pr} CUPTaYWV KAl JEPIKEG QOPEG
didtpntwv i diknv pepPpavay, owAnvoeidwy oxnuat-
opwv (Samar kar ouv. 2014). Eidikdtepa, 1o owAnvadeg
adévwpa anoteAeitar anod I00poPPIKd, KUANVOPIKE | Ku-
Boeidr] kittapa, mepiPardpevo amd Aertr kdya ouvoe-
TIKoU 1oToU e apBovn Tapousia ayyeiwy kar JEPIKES Po-
PEC KuoTIKWV oxnuatiopwy (Dayisoylu kar ouv. 2012, Per-
aza kai ouv. 2017, Ortega kai ouv. 2018). EmmAéov, ol Tu-
Priveg epgaviCovtal Hovopop@Ikol e SIdoTraptn Xpw-
pativn (Peraza kai ouv. 2017). Or prtooeig eivar omdvieg
omwg emfong kai n vékpwon (Peraza kai ouv. 2017). Ava-
Qépetal n Unapén evooloPiakwy ogaipwv Kepdtivig ot
mocootd 61%, dnwg emong kai n mapousia pikpoABwy
og mocootd 50% (Thompson kar ouv. 2015).

O avoooiotoXnHIKOG EAeYXOG He TN Xprion PIodeiktwy
€xel EQaPHOOTEl yia TV TeNKN Sidyvwon Tou owAnva-
Soug adevipatog. 2tov Eeyxo autdv mrepidapPdvetar n
Betkdtnta tou pl6, CDIS, twv kuttapokepativwy
AEI/AE3 kabuwg kar évavt g S-100 mpwreivng (Oliviera-
Santos kar ouv. 2012, Ortega kai ouv. 2018). Emiong, n
apvnukdtnta évavt g Pipevtivng, A-SMA, CK5/6 ka
p63 (Dayisoylu kai ouv. 2012, Thompson kai cuv. 2017,
Ortega kar ouv. 2018). Qotdoo, n avoooiotoxnpikr
¢peuva Sev Bewpeitar avaykaia, apou o iotorabooyikdg
éNeyxoq unopel va kabopioel akpIBwg v didyvwaon tou
owAnvidoug adevwparog (Peraza kai ouv. 2017).

2 € HEPIKEG TTEPITIWOEIG TO OWANVWOEG adévwpa propef
va eppaviotel Tohueotiakd, PEPIKWG 1 kabBdAou TrepiBai-
Aopevo amé kaya, yeyovdg mou propel va odnyrioel og
eopahpévn didyvwon (Oliviera-Santos kai ouv. 2012). 161-
aftepn mpoooxn amnarteftar ot SIdKPIoN TOU CWANV®-

‘ ’ SR o ,>-“ . /A
o 5 TESEEAT R T K £’ ‘

Eik. 5: Ta embnAiakd otoixeia Tou cwAnvddoug adevopatog amnote-
Aouvtal amd kuAivopikd KUTtapa Xwpig atuTia, eve TO HECEYXUNA Ep-
eaviCel puEwpatddén eikéva (A-E x100).

Fig. 5: The epithelial element of canalicular adenoma is composed of
cylindrical cells without atypia, while mesenchymal element is myxoid
(H-E x100).

Histological examination of the surgically excised swelling
confirmed the diagnosis of CA.

The main histological appearance of CA comprises solid
structures, trabeculae, tubules, and cribriform or mem-
branous patterns (Samar et al. 2014). More specifically,
CA appears to be often encapsulated and multifocal, and
it is composed of isomorphic columns of columnar and
cuboidal cells, which constitute strands or ducts in a
loose highly vascular stroma with small cystic spaces
(Dayisoylu et al. 2012, Peraza et al. 2017, Ortega et al.
2018). Moreover, the nuclei are monomorphic with scat-
tered, stippled chromatin (Peraza et al. 2017). Mitoses
are infrequent as well as necrosis (Peraza et al. 2017). A
study detected intraluminal squamous balls in 61% of
their cases and microliths in 50% (Thompson et al. 2015).
Immunohistochemical markers have also been used for
diagnosis of a CA. The most useful tools include positivity
for pl6, CDI5, cytokeratin AEI/AE3 and S-100 protein
(Oliviera-Santos et al. 2012, Ortega et al. 2018), as well
as negativity for vimentin, A-SMA, CK5/6 and p63 (Day-
isoylu et al. 2012, Thompson et al. 2017, Ortega et al.
2018). However, the necessity of this examination re-
mains questionable (Peraza et al. 2017).

In some cases, CA appears to be multifocal and either
partially encapsulated or even unencapsulated, which
may lead in a misdiagnosis (Oliviera-Santos et al. 2012).
Extra caution is needed in order to distinguish CA from
malignant tumors. Differential diagnosis includes poly-
morphous low grade adenocarcinoma, adenoid cystic
carcinoma, mucoepidermoid carcinoma. Among benign
swellings sialolithiasis with secondary sialadenitis, vascular
anomalies, lipomas, mucocele are referred (Sivolella et
al. 2014, Wang et al. 2015, Bhagde et al. 2016).

The treatment of choice includes the thorough surgical
excision of the lesion (Dayisoylu et al. 2012). As regards
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doug adevwpatog amd kakorBn dyko. H diapopodid-
yvwon Petagl Twv kakorBwv dykwv miepiAapBdver to
adevokapkivwpa, To adevokuoTikd Kapkivwpa, To BAev-
voemdeppikd kapkivwpa. Meta&l twv kaloriBwv BAafwv
oupmepihapBdvovtar n oiahohiBiaon ehdooovog aiaho-
yovou adéva e ouvodd olahadevitida, ayyeliakd apap-
TWata, To Amwpa kai n Brevwokiotn (Sivolella kar ouv.
2014, Wang kai ouv. 2015, Bhagde kai ouv. 2016).

H xeipoupyikd agaipeon tng PAAPNG amoteAel T Bepa-
iefa exhoyrg (Dayisoylu kai ouv. 2012). 2ty mepimmwon
Tiou dev apaipebel €€ ohokhjpou n BAGRN, N pepikr Pio-
Yia evéxel tnv mBavdtnta ec@aipévng I0TomaBoAoyIKr G
€IKOVAG OPEINOPEVN OTNV TIAPOUCIA KUGTIKWV XWPEWV
(Sivolella kar ouv. 2014). H mBavdtnta umotporrig amd
opIoPévVoUG ouyypageic avépxetal oto 5% (Peraza kai
ouv. 2017).

JUPTTEPACHATIKA TO cwANvwdeg adévwpa eAdooovog
olaloydvou adéva amoteel omdvio kahor|n dyko, ep-
@aviCopevo ouvrBwg oto dvw xeihog. H oAikr xelpoup-
yIKr apaipeon TG BAAPNG amotehel T Beparmeia exho-
yAG. O iotommaboloyikdg Eheyxog eivar avaykaiog yia Ty
empPeBaiwon g didyvwong kar Ty amoeuyr diayvwot-
KoU o@dAuatod.
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