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MMEPINHWH: Mepiypdopetal mepimwon dvdpa acBevoug
e TIAEIOpoP®O adévwua eAacodvwy olahoyovwy ade-
vwv ato PAevwoydvo g apiotepds mapeidg kai n Bepa-
TIEUTIKY) TOU avuipetwmion. [vetar avapopd otnv Iotolo-
yIK TToogAeuon Tou Gykou Kabwg kal oUvtodn avaokd-
TINoN TG OXeTKAG Pe To B€pa PiPAioypapiac.

AEZEIX KAEIAIA: mAeidpop@o adévmpa eA\acodvwy oia-
Aoyovwv adévwy, kahorBeig dykol Tou PAevvoydvou tou
oTOPATog, KAAONOEIG GYKOI TV OIAAOYOVWY AdEVWV.

SUMMARY: A case of a pleomorphic adenoma of minor
salivary gland, located at the left buccal mucosa, is being
described, as well as the treatment of choice. The histo-
logic origin of the tumor along with a brief review of the
literature is referred.
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EIZAIQrH

To 1972 o lMaykdopiog Opyaviopds Yyeiag, dpioe to
[MAeidpoppo Adévwpa iaroydvwy Adévav wg OyKo
0apWs TIEPIVEYPAUHEVD, O oTTolog xapaktnpiletar and
TIOAUHOP®IT 10TWY, e oapr] eHeAvIon emOnNNIKWY OTol-
Xelwv evog PAewwdoug, puEMdouG ri/kar xovdpoeidolq
umootpwpatog (Verma, 2014).

2nv 1otoAoyIKr autr ToIKINOpoP®Ia Baciotnke n maAar-
ATePn OVORAsIa TOU TAEIOPOPPOU AdEVWHATOG WG Hi-
ktoU Sykou (Verma, 2014). To 90% twv Mepimuoewy
ep@aviCetal oTig TAPWTIOEG, eV TO UTTOAOITTO OTOUG
urtoyvdbioug kai ehdoooveg olahoyovoug adéveg (Ver-
ma, 2014). Opiopévor ouyypageig déxovtal &t n eged-
vIon Tou TIAEIoPOP@OU adevwatog Twv eEAa0oOVWY ola-
Aoydvwv adévwv kupaivetal og Tocootd petaty |0% kai
15% (Lotufo, 2008, Vaidya, 2012).

To mheidpop@o adévwpa twv eAacodvwy olahoydvwy
adévwv (MAEZA), epgaviCetal ouviBwg otny tpftn Kai
T€taptn dekagtia G wng Twv acbevay, pe ehappd
TpoTiunon oto yuvaikeio @UAo oe avaloyia |,2 €wg
[,9:1 évavu twv avdpwv (Lotufo, 2008, Verma, 2014).
Emmpoobétwg, yewypagikol kal @uAeTikol Tapdyovteg
efvar duvatdv va emdpdoouv otnv eppdvior| tou (A-
suquo, 2009, Jaber, 2006). I'io cuykekpiyéva, opIouE-
VEG PENETEG eppaviCouv uPnAdtepn €mMKEATNON Tou
TIAEIOPOPEOU adeviatog otoug aobeveic tng pavpng
QUM évavtl ekeivawv TG Aeuknig (Asuquo, 2009, Isacs-
son kai Shear, 1983). Ooov apopd tv mmaidiki nAikia,
avagepetal t n nAikia kupaivetar peta&y 7 kar 16 etov
(Lotufo, 2008).

Q¢ mpog TNV evromor] Tou, N okANPA UTIEPWA KATEXEI
Vv Tpwtn Béon, oe mooootd 42,5%, akolouBoUpevn
amnd 1o dvw xefhog kal v paiaxr unepwa (16,7%), tov
riapeiakd Bhewwoydvo (1 1,19%) kai to kdtw xeihog (5,6%)
(Pons Vicente, 2008). >mavidtata evdéxetal va eueavi-
otel og GMeG evOOOTONATIKEG TIEPIOXEG OTTOU UTTAPXOUV
eNdoooveg alahoyovol adéveg, dmwe n yA\wooa (TMAdyia
Xef\n Kal kdtw em@dveia) kar To £dapog ToU OTOPATog
(Erdem, 2011, Verma, 2014).

Khvikd to TMAEZA epgavitetar wg umopevvoydvia po-
vApNG, 0aQwG Teplyeypappévn didykworn, n oroia eivai
avwduvn otnv YnAdenon pe olotacn okANPOEAAoTIKr
€wg okAnpr), kKaAutrtépevn and eualooyikd BAevvoydvo
(Erdem, 2011, Verma, 2014). H &idpetpog tng BAABNG
ouvrBwg dev Eemepvd ta 3 cm (Lotufo, 2008). lNevikwg,
N KAvIKr eikéva tou TMAEZA Sev eival maBoyvwpovikn
(Asuquo, 2009). O dykog ouvriBwg Tepifdietar amd
KAPa, ald n kdga autri ouxvd dinBeftal and ta otoixeia
Tou dykou (Lotufo, 2008).

ANADOPA MEPINTQZEQX

AcBeviig dvdpag 52 etwv mapamépednke otnv KAivikr
pag and tov Bepdmovia odovtiatpd tou, o omoiog Ta-
patrjpnoe unmoPAevwoydvia didykwon otnv aplotepr| Ta-

Kapaxdaotag M. kar ouv./Karakostas P. et al.

INTRODUCTION

World Health Organization (WHO) defined pleomor-
phic adenoma of salivary glands in 1972 as a circum-
scribed tumor which is characterized by its pleomorphic
appearance, with a clearly recognizable epithelial tissue
being intermingled with tissue of mucoid, myxoid and
chondroid appearance (Verma, 2014).

This tumor is also known as a benign mixed tumor due
to this pleomorphic appearance (Verma, 2014). Ap-
proximately 90% of all cases occur in the parotid gland,
while the rest occur in the submandibular and minor
salivary glands (Verma, 2014). A number of authors
claim that pleomorphic adenoma of minor salivary gland
(PAMSG) ranges between 10% and 15% (Lotufo, 2008,
Vaidya, 2012).

A prevalence in adult females between the third and fifth
decade of life with a ratio of 1.2:1 to .9:] from female
to male is reported (Lotufo, 2008, Verma, 2014). In ad-
dition, geographic and racial factors may influence the in-
cidence of PAMSG (Asuquo, 2009, Jaber, 2006). In some
studies a higher proportion of PAMSG in black than
white race is stated (Asuquo, 2009, Isacsson and Shear,
1983). Data related to children report a mean age rang-
ing between 7 and 16 years old (Lotufo, 2008).

The most frequent locations of PAMSG include the hard
palate (42.5%), followed by upper lip and soft palate
(16.7%), buccal mucosa (11.1%), and lower lip (5.6%)
(Pons Vincente, 2008). Other intraoral locations where
there are minor salivary glands, such as tongue (lateral
borders and lower surface) and floor of the mouth, are
rarely involved (Erdem, 201 I, Verma, 2014).

Clinically, the tumor appears to be a solitary, well-circum-
scribed, slowly growing, painless, hard in palpation sub-
mucosal swelling, covered by normal mucosa (Erdem,
2011, Verma, 2014). The majority of PAMSG do not
outreach 3 cm in diameter (Lotufo, 2008). Generally, the
clinical appearance of the swelling may be less specific
(Asuquo, 2009). In most cases the tumor is encapsulated,
but this capsule is often infiltrated by lateral extension of
the tumor (Lotufo, 2008).

CASE REPORT

A 52-year-old male patient was referred to our Clinic by
his dentist, who detected a submucosal swelling, located
at the left buccal mucosa (Fig. 1). The patient referred
that he had noticed the lesion without any concern six
months ago.

The patient was a smoker consuming |5 cigarettes per
day for the last 30 years. His medical history revealed
moderate hypertension, well-controlled by the appropri-
ate medication.

The intraoral examination revealed a well circum-
scribed, movable, hard-elastic, painless at palpation,
submucosal tumor about | cm in diameter, located at
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Eik. 1: Evbootopatir eixdva (mpoeyxeipnmikr)) mAelopép@ou
adevATog EAAOOBVWY OIAAOYOVWY adEVWV.

Fig. I: Pleomorphic adenoma of minor salivary gland (preoperative
appearance of the lesion).

peid. ‘Onwg avépepe o aoBevr|c, eixe mapatnprioel v
BAGPN amd eEaprjvou Tepimou, xwpic va dwoel 1diaftepn
onuaoia.

O aoBevri¢ rtav kanviotrg, epimou |5 toydpa nuepn-
olwg, and TPIAKOVIAETIAG KAl TO ITPIKS I0TOPIKS TOU TiE-
piehduBave rma aptneiakr] uméptaon Karwg pubuifo-
HEVN PAPHAKEUTIKA.

O evbootopatikdg Eeyxog amokdhuye éva urophevvo-
yovio ovykidlo ot apiotepd Mapeid, 0aQwg TEPIYEYPAp-
pEVO, eUKIVNTO, OKANPOEAAOTIKAG 0UOTAonG, avwduvo
otnV TIieon, KaAUTTTOpEVO amd @uaioloyikd BAevvoydvo,
peyahitepng dlapétpou | cm (Bik. 1).

H uméAommn otopatikr kohdtnta Ppébnke xwpig mabo-
AOYIKA guprjuatd, eve N YnAdenon Tou Tpaxrlou amépn
apvnuKA yIa EMXOPIOUG AePPadEVeG.

H apxikf khvikr didyvwon Atav mepl evég kahoriBoug
VEOTIAONATOG Tou PAevwoydvou Tou otdpatog (emon-
NaKAG 1] HEoEYXUPATOYEVOUG TIPOEAEUOEWG), EVW SIAQO-
podiayvwotikd ouptepieAedn n mepimwon xpdviag
olahadevitidag eAacodvwy olaloydvwy adévwy, evoexo-
pEVwG o€ £€5agog olaAoAIBIdoews Tou uTaftiou EAdooo-
vog olahoyovou adéva. H mepimwon Prevvokiotng and
Katakpdtnon 1) dAMou KUoTIKOU OXNUATICHOU ammoKAEl-
otnKe, apou and v Ynidenon dev diamotwbnke KAu-
daopdc.

Ymié tomkr| avaiobnofa n BAGPN aeaipgbnke xeipoupyi-
Kkd €€ ohokArjpou (in toto). (Eik. 2, 3) H peteyxeipnukr
mopeia tou acBevoug ummpge opahy. O iotomaboloyi-
KOG €heyxog amedeibe Ot eMPOKEITO yIa TIAEIOHOPPO
adévwua ehacodvwy olaroydvwy adévwv (Eik. 4, 5).

2YZHTHZH

Mepiypdpnke mepimwon MAEXA. H BAGBn edpaldtav
otov BAevwwoydvo NG apiotepdq TapeldG Kal ATav aoup-
mopatkr). O dykog apalpébnke XeipoupyIkd Kal o 10To-
miaboroyikdg éheyxog amédei€e NMAEZA.

Topog 18, No 3,2017/Vol 18, No 3,2017

Eik. 2: Aleyxeipnuikr| eikéva g BAAPNG.
Fig. 2: Intraoperative appearance of the lesion.

the left buccal mucosa and covered by normal in color
mucosa.

There were no swollen cervical lymph nodes, while the
rest oral cavity was normal.

The initial clinical diagnosis included oral benign neoplasm
and chronic sialadenitis of minor salivary glands due to
sialolithiasis of relevant glands. The case of mucocele
from retention or other cystic formation was excluded,
since no clogging was detected at palpation.

The tumor was surgically excised in toto under local
anesthesia (Fig. 2, 3). The post-operative period was un-
eventful. Histological examination revealed a pleomor-
phic adenoma of minor salivary glands (Fig. 4, 5).

DISCUSSION

A case of a PAMSG is described. The tumor was an
asymptomatic submucosal swelling in the left buccal mu-
cosa. Histological examination of the surgically excised
swelling confirmed the diagnosis of pleomorphic ade-
noma of minor salivary gland.

PAMSG is a benign heterogeneous tumor, consisted of
myoepithelial and epithelial components (Verma, 2014).
Moreover, the term pleomorphic indicates the diversity
of the histology of the tumor (Erdem, 201 I). Histologi-
cally, there are three subtypes, myxoid (80% stroma),
cellular (myoepithelial cells predominating) and mixed
(classic) (Verma, 2014). Two different theories of histo-
genesis have been reported, referred to as the multi-
clonal hypothesis and monoclonal hypothesis (Erdem,
2011). According to multiclonal hypothesis two or more
stem cells of mesenchymal and epithelial origins abet the
growth of the different components within the PAMSG
(Erdem, 201 1). The second theory states that a single
totipotential stem cell gives rise to two or more cells that
undergo divergent differentiation (Erdem, 201 1). The en-
capsulation and mobility of the PAMSG are signs of a be-
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Eik. 3: Xeipoupyiké mapackedaoua: n BAAPN pe mapaxeipevoug eAdoooveg alaAoydvoug adéveg.

Fig. 3: The surgically excised lesion, with nearby minor salivary glands.

To MAEZA arotehel kahoriBn dyko Tou anoteAeitar and
emBnAiakd kar puoemOnAiakd kittapa oe ToIkiho ummé-
otpwpa (PAewndeg, HUEWOEG 1 xovdpoeIdEg) (Verma,
2014). Ztnv 1oToAoyIKr TIoIKIAIG Tou dyKou o@eiieTal kal
n ovopadoia tou wg Meidpopo (f ToAdpop@o) (Erdem,
201 1). lotohoyikd, Siakpivovtal Tpeig timor: o HUEoEIdAG
(to undéotpwpa eppavicetal pundeg katd 80%), o to-
TIOG TTOU UTTEPTEPOUV Ta PUOEMONANIaKd kUttapa kari o
HIKTOG (kKhaooikog timog) (Verma, 2014). Abo diapope-
TIKEG Bewplieg OXETKA PE TNV I0TOVEVEDN TOU OYKOU
€xouv MPOTadef: ) ToAUKAWVIKY UTOBe0N Kal N HOVOKAW-
vikij (Erdem, 201 1). Z0popwva e Ty ToAUKAwVIKY urid-
Beon, dUo f mepioodtepa apxéyova kittapa embnAia-
KrG r)/kal Heogyxupatoyevoug MPoeAeUoews odnyolv
OTNV YEVEDN TWV SIAQOPETIKWY OUOTATIKWV Tou [TAEZA
(Erdem, 201 1). H &eltepn Bewpia Séxetar ou éva ap-
XEYOVO KUTIapo odnyel otV dnuioupyia KUTtdpwy TTou
ugiotavtal oikiAn diagoporoinon (Erdem, 201 1). O me-
PIOPICHOG TOU BYKOU eVIOG KAYAG Kal To eukivnto katd
v PnAdenon, oapng ouvnyopouv UTEP TNG KahorOel-
ac (Lotufo, 2008). >e kdbe mepimuwon opwe, n Progia
kal o lotonafooyikdg éheyxog emBePalwvouv Ty did-
yVwon, OTMwg €yIve Kal otnv TTPOKEIPEVN TIEPITTTWON
(Lotufo, 2008).

Av kal n KAIVIKH €Ikéva ouvnyopel utiép tng kahoriBeiag,
amnarteitar 1diaftepn mpoooxr| otnv diagopikr didyvwon
petaku tou MNMAEZA Kkar evdexopévwg Kakonbwy dykwy,
TIoU TIpOgpxoVvTal efte amd Toug eEAdoooveG OIahoydVoug
adéveg, efte and 1o pecyxupa (Omwg mx. To paBdopuo-
odpkwpa) (Lotufo, 2008).

H Bepaneia exhoyrig eival n in toto xelpoupyikr apaipeon

nign entity (Lotufo, 2008). In any case, a histological ex-
amination must always be performed to confirm the di-
agnosis (Lotufo, 2008).

Extra caution is needed in differential diagnosis between
PAMSG and other minor salivary gland tumors, as well
as benign and malignant mesenchymal lesions deriving
from minor salivary glands, such as neurofibroma and
rhabdomyosarcoma (Lotufo, 2008).

The treatment of choice includes the thorough surgical
excision of the lesion, likewise in our case (Verma, 2014).
PAMSG is usually surgically excised before it reaches a
dimension which might interfere with speech and deglu-
tition (Bablani, 2009).

PAMSG, as mentioned above, is surrounded by a cap-
sule. During surgical preparation of the tumor, care
should be taken not to injure the capsule and avoid
spillage of tumor elements, which may lead to a recur-
rence of the lesion (Asuquo, 2009). This factor has been
taken seriously in our case during the surgical removal of
the lesion.

The lesion does not usually recur, as it is evidenced one
year after our patient's control. Nevertheless, the biblio-
graphic data is slightly contradictory, as it is evident by
the large recurrence rate range (2-44%) (Verma, 2014).
Although PAMSG s a clearly benign tumor, the contro-
versial view of some authors suggests that its long stay
and / or relapse, may increase the possibility of malignant
transformation of the lesion (Bablani, 2009).
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Eik. 4: MAeidpoppo adévwpa. Kard mepiyeypappévn BAGRN, mepiBaldpevn amd Aermtr ivwdn kdya. (aiuato&ulivn - ewaivn x100).

Fig. 4: Pleomorphic adenoma. The lesion is well circumscribed, entirely covered by thin fibrous capsule (H-E x100).

Tou dykou, OTTwG OUVERN Kal oty Tepimwor] pag (Ver-
ma, 2014). O dykog mpémel va agaipeital eykaipwg, mpiv
au&nBei onpavuikd oe diaotdoeig, omdte eival duvatdv va
ermnpedoel tnv opiNa fj tv katdmoon (Bablani, 2009).
To MAEZA, dmnwg mpoavaeépbnke, mepiBdMetar amd kd-
Ya. Katd v xeipoupyikr Tapackeur] Tou dykou Ba mpé-
el va AapBdvetar Pépidva wote va pny TpaupatiCetar n
kAWa kar oupPel dlaommopd oToixelwv Tou dykou, N oroia
propel va odnyrioel atnv umotporr] TG PAARNG (Asuquo,
2009). To otoixeio autd, ededn coPapd undyn oty Te-
pimwor] pag, katd v xelpoupyik apaipeon tg PAAPNG.
Katd kavéva, n BAGPn dev umotpomdlel, SMwg TTEoKU-
TTEel évav Xpdvo petd amd tov éleyxo tou aoBevouls pac.
[Napd tauta, Ta BiBNoypagikd dedopéva eival eAappng
avtikpoudpevd, k&t Tou amodelkvietal amd To Jeydho
€Upog MoooatoU UMoTpomiG (2-44%) (Verma, 2014).
Av kai o MAEZA amotelel oagwg kahor}On dyko ava-
QEPETAl Kal N Ap@IAeyS eV droyin opIopévwy ouyypd-
@EwV T N Pakpd TTapapovr] Tou, i/Kkar n umoTPOoTH Tou,
pmopefl va au€foel tnv duvardtnta tng kakorjfoug eEah-
Aayric TG BAGPNg (Bablani, 2009).

2YMIMEPAXMATA

To MNMAE>A amotehel oxetikd omdvio kahoriOn oyko twv
eAaoodvwV olahoyOvwy adévwy, avartuooOPeEVO OUVH-
Bwg otnv umepwa. H oAk xeipoupyikr| apaipeon tou
dykou ouviotd tnyv Bepareia exhoyric. O iotomaboloyi-
KOG €Neyxoq emPePaiwver Ty didyvwon Kai ival ava-
YKaiog yia Tov amokAeIopd dMwv kahornbwv 1, evexo-
HEVWG, KaKONBwV OyKwV.

Topog 18, No 3,2017/Vol 18, No 3,2017

Eik. 5: MAeidpoppo adévwpa. EmbnAiakd otoixeio e augnuévn
kuttapoPpiBeia, xwpig atumieg kar Aiyo puEoeidég otpwpa
(aigato&uhivn - ewaoivn x400).

Fig. 5: Pleomorphic adenoma. The epithelial elements of
pleomorphic adenoma with increased cellularity, without atypias and
scant myxoid stroma (H-E x400).

CONCLUSIONS

The PAMSG is a rare minor salivary gland benign tumor,
usually growing on the palate. The thorough surgical ex-
cision of the tumor constitutes the treatment of choice.
The histological examination confirms the diagnosis and
it should be conducted carefully, in order to avoid mis-
diagnosing the PAMSG as other benign or malignant tu-
mors.
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