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MEPINHWH: To povokuotikd adapavivoBAdotwpa ep-
@aviCetal og PIKPSTEPES NNIKIES, efval omravidtepo Kai Ai-
yGTEPO emMBeTIKS amd TO CUNTIAYEC.

[Napouciaon mepimwong: Ayopl 6 etwv pe ehelBepo Iatpl-
KO 10TopIKG TTapaméeOnke Adyw didykwong otnv apl-
otepr) dvw yvabo. Khvikd n didykwon Atav epgavig e&w-
OTOPATIKG, eVe) akTivoypa®ikd utpxe pia KaAd Tiepiye-
YPAHHEVN HovExmpn aktivodIauyaoTik TIEPIOXH amd Tov
KEVTPIKO TOPEQ PEXPI TOV 20 VEOYIAG YOU®IO, TTOU TIEQI-
AdpBave tov pévigo TAdyio Topéa kai ixe anwdrioel tov
povIdo kuvédovta Tpog Tov Kdyxo. YTid yevikd avaiodn-
ofa n BAGPN exmupnviotnke padf pe tov mepiexdpevo TAd-
Y10 Topéq, apou Tmpwta emBeBalwbnke n KUOTIKA TNG QU-
on. Me v Ioto)oyikr| e&€taon SIayvwoTnKe JOVOKUTTIKG
adapavivoprdotwpa evdoauhikoU turou. Téooepa xpd-
via petd o aoBevig epoaviel uololoyikr avarmuén g
dvw yvdBou xwpic kapia urmotpor.

Jupnepdopata: To mapdv mepiotatikd eivar acuvrBioto
€& artiag tou tirmou adapavivoBAaCTOHATOC, TG TTOAU
veapnc nAikiag tou acBevr kai TNg omdviag evidmong
otnv dvw yvdbo. Mia To cuvtneNnTKr aVUHUETWINON TwV
povoKUoTIKWY adapavtivopAactwpdtwy ota maidid kai
epriBoug eival amodektr, evw ol emaveetdoeig Ba mpémel
va diatnpouvtal yia touldxiotov |0 xpdvia.

AEZEIX KAEIAIA: adapavuvoBAdotwpa, HOVOKUOTIKO
adapavtivopAdotwpa, dvw yvdbog

SUMMARY: Unicystic ameloblastoma originates earlier in
age, is more rare and less aggressive variant then the solid
ameloblastoma.

Case Report: A 6-year-old male patient with non-contrib-
utory medical history was referred for evaluation due to
a mildly painful swelling of the left maxilla. Clinical exam-
ination revealed an extraoral swelling and panoramic ra-
diograph disclosed a well-corticated unilocular radiolu-
cent lesion extending from distal of central incisor (61)
to distal of second primary molar (65), which included
the permanent lateral incisor and had pushed the per-
manent canine towards the orbit. To confirm the cystic
nature of the lesion, aspiration was performed. The le-
sion was then enucleated along with impacted lateral in-
cisor (22) under general anaesthesia. The specimen was
examined and the final diagnosis was unicystic ameloblas-
toma with intraluminal proliferations. Four years later the
patient presents normal maxillary development without
any signs of local relapse.

Conclusions: The present case is unusual due to the type
of ameloblastoma, the very young age of the patient and
the rare maxillary location. A more conservative treat-
ment of unicystic ameloblastomas in children and ado-
lescents is acceptable, while the follow-up period should
be maintained for up to 10 years.

KEY WORDS: ameloblastoma in children, unicystic type,
maxilla
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EIZAIQrH

To adapavtivoprdotwpa katatdooetal otoug 0dovVToye-
VEIG yKoug amod To 0OoVIoYevEG eMBAAIO XwPIG oUPE-
Toxr tou odovtoyevouc eEwpeaeyxipatog (Neville kal
ouv. 2009). Eivar o dedtepog o ouxvdg odovtoyevig Oy-
KOG pETd Ta odovtwpard, eve Bewpeftar kahoriBng pe to-
Tikd emBetikr) BioAoyikr) oupmepipopd (Gerzenshtein kai
ouv. 2006). Ta adapavtivoPAactwpata, ta omoia Kupiwg
TagvopoUvtal WG oupmayr fj TTOAUKUOTIKG, HOVOKUOTIKG
Kal EPIPEPIKA, epaviCouv SIapopEg avapopikd Pe TV
KAk} Toug oupmrepipopd (Unlu kai ouv. 2008).

To povokuotikd adapavivoprdotwpa (MA) wg timog
niepiypdonke to 1977 (Robinson kar Martinez, 1977).
2Upewva pe tov [Naykdopio Opyaviopd Yyelag, eiva
éva kahoriBeg totmkd dINBnTikd ToOAUHOPEIKS vedTIAC-
o, 10ToAoyIKd amoteAoUpevo amd odovtoyeveg emor-
No, Buhakindeg A Siktuwtd, evidg IVOOUG OTPWHATOC.
Qg dykog 1o MA eival hiydtepo embetikd and to oup-
Tay£g adapavuvoPAdotwpa Kai €xel XapnAd mocoatd
urtotporwv (Escande kai ouv. 2009). Eugavidetal nhikia-
K4 vwpitepa amd To oupmayes, ouviBwe Kkatd tn delte-
pn Sexaetia tng {wnig kai ekdnAwvetal wg SiIdykwon g
yvabou, pe 18iaftepn mpotipnon TV Kdtw yvdabo kai el-
Sikd v omioBia mepioxry (Gardner kar ouv. 2005). H
aKtivoypagikr) Tou eikdva sival mapdpola pe exeivn g
KUoTNG Kal ouxvd Siayiyvwoketal AdBog wg odovtopd-
POG KUOTN 1| akOUN Kal WG 0OOVIOYEVAG KEPATIVOKUOTI-
KOG 6ykog. H didyvwon tou MA tiBetar pe v iotoma-
Bohoyikr e&€taon (Isacsson kar ouv. 1986).

YKomdg tou dpbpou eival n mapouaiaon pIag omdviag
TEPMMWOoNG povokuotikol adapavivoBAaoTOATog TG
dvw yvdbou oe maidi 6 etwv.

MEPITPA®H TMEPINTQXHX

Ayopl 6 10V pe eAelBepo 1aTPIKS I0TOPIKG TTAPATEY-
©OnKe yia e&étaon didykwong otnv medabia Trepioxn TG
dvw yvdBou apiotepd, TV oTToia ol YOoVeig Tapatrjpnoav
Tpo diprvou. 2TtV KAVIKY eE€taon umrjpxe SIGyKwon NG
dvw yvdBou eupavig Kar eEwoTopatikd, umdokAnen,
eAappwg euaioBntn otnv YnAdenaon, TTou EMeKTEVGTaV
amnd I YEoN YPApr OTo apioTePd NHIPOPIO PEXPI TV
TIEPIOXT) TOU 20U VeoyIAoU you®iou, TOCO TTPOCTOIAKA
600 Kal UTEpWIA, KAAUTTTOHEVN amd QUOIOAOYIKS PBAev-
VOydVo Kal Xwpig epgavr Siatapaxr| TG veoyiAig odov-
Toguiag tng mepioxrig (Eik. 1).

2NV TTavopaikr] aktivoypdgia urpxe pia kahd Tiepiye-
ypappeévn povoxwpen aktvodialyaon, mhavdy KUoTikn,
and TNV TIEPIOXT| TOU KEVIPIKOU veoylhou Topéa apliotepd
(61) €wg v MepIoxr) dMw Tou SeUTEPOU VEOYINOU YOp-
oiou (65), pe amoppdenon Twv PICHV TWV VEOYIADV TO-
pEwY, kuvodovta Kkar | ou veoyiAoU yoppiou, TTou oupTTe-
pIAdpBave to oméppa tou povipou mhayiou (22), eixe
anwbrjoel To omépua tou kuvddovta (23) Tpog Tov KOy-
X0 Kal gfxe TIPOKAAEDEI 0TPOr| KaTd Tov emprikn d&ova

Xatgndnuntpiou K. kai ouv./Chatzidimitriou K. et al.

INTRODUCTION

Ameloblastoma is classified among the odontogenic tu-
mors deriving from the odontogenic epithelium without
involvement of the odontogenic ectomesenchyme
(Neville et al. 2009). It is the second most common odon-
togenic tumour after odontomas, while it is considered as
a benign tumor with locally aggressive biological behavior
(Gerzenshtein et al. 2006). Ameloblastomas which are
mainly classified as solid or multicystic, unicystic and pe-
ripheral, exhibit differences with respect to the clinical be-
havior (Unlu et al. 2008).

Unicystic ameloblastoma (UA) was first described as a
special type of ameloblastoma in 1977 (Robinson and
Martinez, 1977). According to World Health Organisa-
tion, it is a benign locally invasive polymorphic neoplasm
consisting of proliferating odontogenic epithelium which
usually has a follicular or a plexiform pattern lying in a fi-
brous stroma. UA is a less aggressive variant than the solid
type ameloblastoma and has a low rate of recurrence (Es-
cande et al. 2009). It originates earlier than the solid type,
usually during the second decade of life and it manifests
as a swelling of the jaw, with a marked predilection for
the mandible, especially the posterior region (Gardner et
al. 2005). Radiographically, it appears very similar to a cyst
and is frequently misdiagnosed as a dentigerous one or
even as an odontogenic keratocystic tumour. Histopathol-
ogy of surgical specimens leads to a definite diagnosis of
unicystic ameloblastoma (Isacsson et al. 1986).

Aim: The paper aims to report a rare case of a unicystic
ameloblastoma of the maxilla in a 6-year-old child.

CASE REPORT

A 6-year-old male patient with non-contributory medical
history was referred for evaluation due to swelling on the
maxillary left anterior region. The patient’s parents de-
scribed initial observation of the swelling approximately
2 months prior to presentation. Clinical examination re-
vealed an extraoral swelling, moderately hard, slightly sen-
sitive on palpation. Intraorally both the buccal and palatal
cortex of the left maxilla in the region between the mid-
line and the second primary molar were expanded. The
overlying mucosa was intact, without obvious disruption
of deciduous dentition of the region (Fig. 1).

Panoramic radiograph disclosed a well-corticated uniloc-
ular radiolucent lesion, probably cystic, extending from dis-
tal of primary central incisor (61) to distal of second pri-
mary molar (65), with resorption of the roots of primary
incisors, canine and left primary molar. The lesion included
the germ of the permanent lateral incisor (22), had pushed
the germ of the permanent canine (23) towards the orbit
and had resulted to longitudinal rotation of the let central
incisor (21) (Fig. 2). In the CT scan which followed, the
cystic lesion was delineated and its expansion in the
antrum was verified (Fig. 3).
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Eic. I: Mpogyxeipnuik evdootopatikr khvikr eikdva.
Fig. 1: Pre-operative intraoral clinical appearance.

otov apiotepd kevipikd topéa (21) (Eik. 2). 2nv aovikr
TopoypPaeia Tmou akoAoubnae, n BAGRN opioBetriBnke Kkai
enanBeltnke n eméktaot g oto Iypdpeio dvrpo (Eik. 3).
2n diagopikr) didyvwaon TepINeBnoav Kupiwg KUCTIKEG
BAGReg, dTwg odovtopdpog KUoTn, odovtoyevig Kepa-
TIVOKUOTIKOG GYKOG KAl povokuoTtikd adapavivoBAdotw-
pa xwpic va amokeiotel kar n mbavétnta cupmayoug
Sykou. [Npoypappatiotnke ekmuprjvion g KUotng uméd
YEVIKH avaioBnoia, eve og TepiTmwon cupmayoug PAd-
Bng Ba mpayuatomolouvtav Pioyia pévo. Aleyxeipntikd,
emBePaidbnke apxikd n KUoTIKA @Uon NG PAAPNG pe
avappdenon tou miepiexopévou tng (Eik. 4) kar otn ou-
VEXeIa akohoubnoe n ekmuprviod TG padi pe Tov Teple-
xdpevo TAdyio topéa (22) (Eik 5). O kuvddovrag dev
niepiAappavétav otnv kuotikr] BAGRN, Atav otaBepdq kai
diatnpriBnke. To Iypdpeio dvtpo mwuatiotnke, Yetd and
avtpoppivootopia Kal akohouBnoe n ouppaer] tou
BAevoydvou. H peteyxeipnuikd epiodog Atav opair, o
TWHATIoPAE Tou IyHopEeiou amopakpuvBnke petd and 7
NUEPES Kal 3 prjveg apydtepa n eMoUAWON TWV 10TV
ATav IKavoTIoINTIKA.

To 1ototepdxio ToU Pakpookorikd eixe Slaotdoelg
3,0x1,8x0,8 cm (Eik. 6), fjtav pia kuotik BAAPN pe vo-
de¢ Toixwpa, TTou cuvodeudtav and odOVIOYEVES ETTI-
BriNio petaPAntou mdxoug Tou MPoEkBaMe péoa otov
auld oe éva Bulakindeg mpdtuto. H iotoloyikr eikéva
rtav oupBatr pe povokuotikd adapavivoPAdotwpa ev-
doauikoy timou (Eik. 7).

2TIG TAKTIKEG emaveEeTdoelg TTou akoAouBnoav, o Kuvo-
dovtag (23) petakiviiBnke oe euvoikr Béon avapopikd
e TV nAIkia Tou maidioy kar téooepa xpovia PeTd TV
agaipeon g PAAPNG o aoBevrig dev mapouoidlel kapia
évdeign umotporig (Eik. 8).

2YZHTHZH

To povokuotikd adapavivoPAdoTwa, TTOU aTTOTEAE! TO
6-15% tou ouvdrou Twv evdoooTik)v adapavtivoBAa-
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Eik. 2: Mpoeyxeipnikr mavopapikr aktivoypapia.
Fig. 2: Pre-operative panoramic x-ray.
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Eik. 3: Mpogeyxeipnuik agovikr Topoypapia.
Fig. 3: Pre-operative CT.

Differential diagnosis included mainly cystic lesions such
as dentigerous cyst, odontogenic keratocystic tumour and
unicystic ameloblastoma, without excluding the possibility
of a solid tumor. Enucleation of the cyst was scheduled
under general anaesthesia with the restriction to perform
a biopsy only in case of a solid lesion. Intraoperatively, first
an aspiration was performed to confirm the cystic nature
of the lesion (Fig. 4), which was then enucleated along
with the impacted lateral incisor (22) (Fig. 5). The canine
was not included in the cyst, was stable and was not re-
moved. The antrum was packed, after antrorhinostomy
and the mucosa was sutured. Post-operative period was
uneventful, antral pack was removed in 7 days and 3
months later tissue healing was satisfactory.

The specimen measuring macroscopically 3.0x1.8x0.8 cm
(Fig. 6) was examined and a cystic lesion surrounded by
a fibrous tissue capsule lined by odontogenic epithelium
of variable thickness proliferating into the lumen in a
plexiform pattern was found; the diagnosis was unicystic
ameloblastoma with intraluminal proliferations (Fig. 7).
In regular follow-up, the canine (23) moved into favor-
able position regarding the child's age and four years later
the patient is still under follow-up without any signs of
relapse (Fig. 8).



14

Xatgnénuntpiou K. kar ouv./Chatzidimitriou K. et al.

otwpdtwy (Ackermann kar ouv. 1988), mpooPdMer ve-
apEG KUPIWG NNIKIGKEG Opddeg, pe TOOOOTS Gvw Tou
50% va eppaviCetar otn deltepn dexaetia tng (wrig kai
avaloyia avopwv-yuvaikev yia Tov 0dovto@opo TuTo
[,3:1, eve yia tov un odovto@dpo o avtiotpéetal
oe |:1.8 (Philipsen kai Reichart, 1998). Avagépetal €y-
Kkheion Sdovuwv og 50-80% twv MePIMMWogwy, Je OUXVO-
TEPOUC TOUG TPITOUG You®ioug TG kKdtw yvdBou (Mac-
Donald-Jankowski kai ouv. 2004, Oliveira-Neto kai ouv.
2007). H evtémon tou MA eival oe mTooootd peyalite-
po tou 90% otnv kdtw yvdbo (Neville kai ouv. 2009)
ouvriBwg otnv orioBia epioxr, pe deltepn ouxvotepPn
EVIOTIION TN YEVEIQKH XWPAd, EVW OTaviwg evtoriCetal
otnv dvw yvdbo, pe avapepbeioa avahoyia kdtw yva-
Bou: dvw yvdbou, 13:1 (Ord kai ouv. 2002). >Upewva
e Ta avwtépw, N mepimwon MA, mou mapoucidletal
efvar omdvia agevdg Adyw TG TTOAU veapr|g nAikiag Tou
aoBevouq kar apetépou Adyw NG evidmmong Tou Oykou
otnv dvw yvado.

H artiorraboyéveia tou povokuotikou adapavtivopAa-
OTWHATOG TIapapével acagrc. Mepikol epeuvntég -
otelouv Ot mpokUTtel and mpoUndpxouceg 0dovtoye-
VelG kUoTelg, ouvrBwg odovtopdpeg, evey dAOI UTTOOTN-
piCouv &t mmpokUrTtel de novo. 2 mahaidtepn Tagivoun-
on éxouv mpotabel maboyevetikol unxaviopol yia tnv
eEENEN Tou MA dmou petall dMwv uttootnpiletar ot
HTTOPEl va TIPOEEXETAl aTd KUTTIKY| EKQUAION CUPTIAYOUG
adapavuvoBAactpatog (Leider kar ouv. 1985). Or Ack-
ermann kai ouv. (1988) kai o1 Robinson kar Martinez
(1977) unootripigav 6t epdoov 1o embrio twv odov-
TOYEVWY KUOTEWV Kal adapaviivoPAAOTWHATOV €XouV
KoV Kataywyr), pia petdBaon and éva pn veomAacpa-
TKd o€ veorAaopatikd tno Ba propouoe va eivar du-
vatr, akéun kar av autd oupPaivel omdvia.

S UVABEIG KAIVIKEG KAl AKTIVOYPAQIKEG EKONAWOEIG TTOU
ouvdéovtal pe To MA mepihapfBdvouy avwduvn Sidykw-
Or, AOUPPETPIA TIPOOWITOU, HOVOXWEN aKtivodiauyaoT-
Kr) BAAPN mou mpokalel didtacn tou ootou, e Kahd Ka-
Bopiopéva dpia kai eupripata and ta dévua, Onwg €y-
KAEIOT TOUG, PETATOMON, KIVATIKGTNTA, anoppd@non
andkhion pitag, ald kar mapepPolr| otn olykheion 1
uriepékquon (Worth, 1963). MNapaiobnoia tg mepioxrig
TIOU VEUPWVETAl amd To kdtw @atviakd velpo, kabwg kal
diatapaxr] g oUykAeiong éxouv emiong avapepBel (Be-
celli kar ouv. 2002). O aoBevrig TTou TMapoucidletar ep-
@Avioe KAIVIKG KAl aKTIVOYPAQIKA UPRKATA OUHQWVa HE
1a mpoavagepOéva oty BiBANoypaeia, dmwg Sidykwon
Kal dOUPETPIa TOU TTIPOOWTTIOU, €IKOVA OCTEOAUTIKIG
BAGBNG Mepiyeypappévn, kabwg kar oagr] euprjpata and
Ta 6évua g mePIoXiG.

Aedopévou ST HOVO pe KAIVIKF) Kal akTivoypa@ikry e6€-
taon eivar 1diaftepa dUokoho va yiver didkpion petagu
odovtopdpou KUoTNG, PHovokuoTikou adapavtivoPia-
OTWHATOG KAl 080VIOYEVOUG KEPATIVOKUTTIKOU OYKOU,
81apopodIayVwoTIKEG TTANPOPOPIEG UTOPOUV va TTapé-

Eix. 4: To kitpivéxpoo uypd mepiexdpevo G KUOTKAG BAGBNG.
Fig. 4: The yellowish fluid content of the cystic lesion.

Eik. 5: Exmuprjvion g kuotikrg BAGBNG padi pe tov mepiexdpevo
TAdyio topéa (22).

Fig. 5: Enucleation of the lesion along with impacted lateral incisor
(22).

1 2
METRIC

Eic. 6: H BAGPN petd v agaipeor| g
Fig. 6: The lesion after its removal.

DISCUSSION

Unicystic ameloblastoma, which accounts for 6-15% of
all intra-osseous ameloblastomas (Ackermann et al.
1988), is a tumor of young age group, with more than
50% of the cases occurring in patients in the second
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Eik. 7: H iotohoyikr eikdva g BAGPNG.
Fig. 7: The histological picture of the lesion.

xovtal and ta akdrouba: O odovioyevig KEPATIVOKU-
otikdg dykog eEamwvetar ouvriBwg mpoobiomiobia kal
omdvia Seixvel EKTTIUEN Tou 0oTIkoU PAOINOOUG TTETAAOU
(Gupta kai ouv. 201 1), evw og avappdenon pnopel va
arokahUel peydho mood kepativng. H odoviopdpog
KUotn propel va ekdnAwBel pe didtaon ouvrBwg 1 kai
amoppdenaon Tou ootikoU TetdAou, TTapeiakoy 1| Kal
yAwooikoU/utiepwiou TIETdAOU, 1] KAl JE TTAPOUsIa epu-
Bnpatwdoug Kal KOKKIWPATWOOUG 10ToU TNV TIApuen
Twv oVAwv (Navarro kar ouv. 2004). Ooo yia to kuotikd
adapavuvoBAdotwpa, unfp&av avagopég ameikdvion
TOU He KAtdAMNAN JayvnTkr Topoypapia evioxupévng
avtiBeong (CE-MRI), n omoia gaivetal va eivai xprioin
otn didyvwor) tou (Konouchi kai ouv. 2006). Emiong,
éxel Bpebdel du pia mpwteivn mou deopeler aoBéotio (n
kahpetvivn), exkppdletal oto 93,5% twv oupmaywv ada-
pavtivoBAaotwpdtwy kai oto 81,5% Twv HoVOKUOTIKGOV
adapavuvoBAaotwpdtwy Kar yia Tov Adyo autd mpotei-
VETal WG e18IKOG Seiktng Twv adapaviivoPAACTIKWV 10TV
Kal emopéveg dia onpavkr diagopodiayvwaotikr Bor-
Beia twv kuoTik)v odovioyeviyv PAaBwv kar adapav-
voPBAaotkav dykwv (Altini kar ouv. 2000). Ztnv Tepi-
TMwor] pag, mapd v digyxeipntiki avappdenon Tou
Tieplexopévou tng PAAPNG, Sev mpayuatomoirnke avd-
Auor| Tou yia diayvwoTikoug ASyoug.

lotohoyikd, olpgwva pe toug Ackermann kar ouv.
(1988), to MA éxel ta&ivounBel oe 3 timoug, Tov TUto
I 'y auhikd, Tov timo 2 1§ evdoauhikd kai tov o 3 1
ToIXWPatikd, or oroiol diagoporololvial PETagy Toug
avdhoya pe v eviomon kai to fdbog dieioduong ada-
pavivoPAactikoy 10Tol OTo TOIXwHA CUVOETIKOU 10TOU
NG KUOTIKAG PAAPNG. Exel deixBei 61 ta Suo tpita twv
povokuotik®v adapavivopAactwpdtwy epgavidouv din-
Bnuévo adapavivoPractikd 10T oto ToiXwpa NG KU-
0tNnG, pe autd To 1I0ToAOYIKG TTPGTUTIO va cupfBalvel ou-
xv4TEPA 0NV Katnyopia adapaviivoBAaoT®wPatog «xXw-
piG éyrheion dovtioUy» (Philipsen kar Reichart, 1998). Me
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Ei. 8: Mavopaypikr akuvoypagia petd amd 4 xpdvia. O aobevrig
TiapakoMouBeital aképua xwpig kayia uroTeoTTH.

Fig. 8: Panoramic x-ray after 4 years. The patient is still under
follow-up without any signs of relapse.

decade of life, with male to female ratio for the dentiger-
ous type of |.3: and reversed to 1:1.8 for the non
dentigerous type (Philipsen and Reichart, 1998). UA is
associated with tooth impaction in 50-80% of the cases,
the mandibular third molar being encountered in the vast
majority (Mac-Donald-Jankowski et al. 2004, Oliveira-
Neto et al. 2007). More than 90% of UAs are found in
the mandible (Neville et al. 2009), usually in the posterior
region, followed by the parasymphysis region and rarely
in the maxilla. The ratio of mandibular to maxillary uni-
cystic ameloblastoma has been reported to be 13:1 (Ord
et al. 2002). Given the above literature findings, the case
here presented is unusual for two reasons: the very
young age of the patient and the rare maxillary location.
The pathogenesis of cystic ameloblastomas remains ob-
scure. Some investigators believe that UA arises from
preexisting odontogenic cysts, in particular a dentigerous
cyst, while others report that it arises de novo. In a pre-
vious classification, three pathogenic mechanisms for the
evolution of UA have been proposed and it is suggested
that UA is derived from cystic degeneration of solid
ameloblastomas (Leider et al. 1985). Ackermann et al
(1988) and Robinson and Martinez (1977) argued that
as the epithelium of odontogenic cysts and ameloblas-
tomas have a common ancestry, a transition from a non-
neoplastic to a neoplastic one could be possible, even
though it occurs infrequently.

Commonly associated with the UA clinical and radi-
ographic manifestations include painless swelling, facial
asymmetry, unilocular radiolucent lesion causing bone
expansion, with defined sclerotic borders and teeth find-
ings such as tooth impaction, displacement, mobility, root
resorption, root divergence, occlusal interference, and
extrusion of tooth (Worth, 1963). Paresthesia of the in-
nervated region of the mandibular nerve and malocclu-
sion have also been reported (Becelli et al. 2002). Our
patient presented clinical and radiographic findings con-
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Bdon v avwtépw Kkatdtagn, n mepimwor| pag ftav PAd-
fn tdmou 2.

MohovdT ot XelpoupyIkh TIPOCEYYION YId TO HOVOKU-
otkd adapavuvoprdotwpa Ba frav owotd va AapBdé-
VeTal unéyn o iotornabooyikdg TUmog Tou dykou, KA
Té€tolo Sev Pmopeil va loxUel €€ artiag tng aduvapiag mpo-
eyxelipnuknig didyvwong. H Ployia pe exmuprivion eivar n
evOEIKVUOEVN QVTIJETWITION OTIG TTEPITTOCEIG TUTTOU |
kal 2 (auAikoy kai evdoauhikou timou) (Ackermann kai
ouv. 1988). Qotdoo, ol PAdBeg tinou 3 moteletar ot
oxetiCovtal Je uPnAS kivOuvo yia UTTOTEOTTH, ATTatOvVIag
o emBeTikr| xelpoupyikr) emépPaon (Alaitain kar Adek-
eye, 1997, Huang kai ouv. 2007, Zhang kar ouv. 2010).
AMol Tiotelouv ST N TAKTIKY KAVIKA KAl aKTIVOYPAQIKr
mapakohouBnon tou acBevr petd v apxikr amopd-
Kpuvon tou dyKkou eival enapkig, pe TG TPOOOETES Xel-
POUPYIKEG eMepPdoeig va Sievepyouvtar 4tav Umdpxouv
KAIVIKG | aktivoypagikd euprjpata urotporig (Olaitain
kal Adekeye, 1996). Autr eival kar n yvopn twv ouyypa-
@éwv dtav Tpokertar yia maidid. 2Tnv mapouscialouevn
miepimworn, 1o MA éxovtag tagivounBel peteyxeipnuikd
WG BAAPN tUrmou 2, BewpriBnke &t KAAWG avTIHETWTTOTN-
KE JE exTuprvion.

H Bepaneia kuotikav PAaBoV Twv yvdbwv ota maidid
Béter kdmoleg Qopég dIppata diaxeipiong yia To xel-
poupyd, KaBWG TpéEmel va cuvutioloyiotolv Tiapdyov-
Teq OMwg To péyebog, n Béon, o xpdvog TTApaPovig, o
I0TOAOYIKOG TUTTOG, O €AeyX0G MBAVAG UTTOTPOTTAG Kal N
ouvexnig mapakohoubnon (Zhang kai ouv. 2010, Butt
kai ouv. 2012). e mepimyoeig MA, pia mo ouvinentikn
Beparneia eivar amodextr og maidid kai eprjfoug dedo-
pévou Ot eival Aiydtepo emBeTikO amd TO OUPTIAYEG
adapavtivoBAdotwpa (Gardner, 1996, Takahashi kai
ouv. 1998, Escande kar ouv. 2009). O1 ouvriBeig pébodol
Bepameiag mepiAapBdvouv exmuprvion kai and&eon,
papaimoroinon akohouBoUpevn and XeiPoupYIKr| EMEQ-
Baon oe deltepo oTddIo Kal TUNUATIKA 1} OPIAKH EKTON
(Robinson and Martinez, 1977, Nakamura kar ouv. 2002,
latrou kai ouv. 2009). Mia cuvtnenukr Oepaneia pe ex-
Tuprvion Kai Ama and&eon epappdOoTnKe oTnV TIAPoU-
0da Tepimwon, 16T o péyebog kai n Béon tou dykou
TO emETpePav.

H avapepdpevn ouxvétnta unotporig petd ) Bepa-
miefa MA pe ouvinentiki XeipoupyIikr apaipeon eivar yi-
Kpdtepn amd 25%, kai 1diaftepa otnv TePMTTWon Tou ev-
Soaulikoy timou, énwg otov aoBevr pag, umoloyicetal
oto 10,7% mepimou (Ord kai ouv. 2002). Mepikéq peré-
TeG €xouv Oel€el 3T TO TTOGOOTO UTTOTPOTTHG TOU TOIXW-
paTiKoU TUTou PJETA amd ouvtnENTIKe Xelpoupyikr) Bepa-
niefa kupavétay and 10% éwg 43% (Rosentein kar ouv.
2001, Lee kar ouv. 2004). O1 unotportég mapatnerBnkav
KUpiwg petd amd 4 xpdvia, av Karl €xel avapepBel eppd-
vior] Toug akdpa kar petd and 20 f 30 xpdvia (Ghandhi
kar ouv. 2006, Eckardt kai ouv. 2009). Bdoel autwv n me-
piodog emaveEetdoewy Ba mpénel va diatnpnBef yia tou-

Xatgndnuntpiou K. kai ouv./Chatzidimitriou K. et al.

sistent with the above literature, such as swelling and fa-
cial asymmetry, well-corticated osteolytic lesion and
teeth findings in the area.

Based on clinical and radiographic examination, it is par-
ticularly difficult to differentiate between unicystic
ameloblastomas and odontogenic keratocystic tumours
or dentigerous cysts. Information may be provided from
the following: Odontogenic keratocystic tumour usually
spreads anterio-posteriorly and seldom shows cortical
expansion (Gupta et al. 201 1), whereas on aspiration,
keratocystic tumor may show a large amount of keratin.
Dentigerous cyst may manifest with expansion usually or
resorption of both the buccal and lingual cortex, and/or
presence of erythematous and granulomatous tissue at
the marginal gingiva (Navarro et al. 2004). There have
only been a few reports of ameloblastoma visualization
by contrast enhanced-MRI (CE-MRI), which appears to
be useful in the diagnosis of unicystic ameloblastoma (Ko-
nouchi et al. 2006). Also, it has been found that a calcium
binding protein (calretinin) is expressed in 93.5% of solid
and multicystic ameloblastomas and in 81.5% of unicystic
ameloblastomas and it is suggested that this protein may
be a specific marker of ameloblastic tissues and as such
may be an important diagnostic aid in the differential di-
agnosis of cystic odontogenic lesions and ameloblastic
tumours (Altini et al. 2000). In our case, despite the in-
traoperative aspiration of the lesion’s content, no analysis
was performed for diagnostic purposes.

Histologically, according to Ackermann et al. (1988), UA
has been classified into 3 histologic groups, the group |
lesions (luminal), the group 2 lesions (intraluminal) and
the group 3 lesions (mural), which vary according to the
location and depth of the penetration of the ameloblastic
tissue into the connective tissue in the wall of the cystic
lesion. It has been shown that two thirds of unicystic
ameloblastomas showed invasive ameloblastic tissue in
the wall of the cyst, with this histological pattern occur-
ring more frequently in the “no impaction” category
(Philipsen and Reichart, 1998). Following the above clas-
sification, our case was a Group 2 lesion.

Although the surgical approach to unicystic ameloblas-
toma should probably be dependent upon the
histopathological type of the tumour, this is not the case
due to inability to diagnose pre-operatively. Thus, it has
been suggested that an excisional biopsy by enucleation
is the indicative treatment in case of group | and 2 le-
sions (luminal and intraluminal types) (Ackermann et al.
1988). However, group 3 lesions (mural type) are
thought to be associated with a high risk for recurrence,
requiring more aggressive surgical procedures (Olaitain
and Adekeye, 1997, Huang et al. 2007, Zhang et al.
2010). Others believe that close clinical and radiographic
follow-up of the patient after the initial removal is ade-
quate, with additional surgical procedures reserved for
when there are clinical or radiographic signs of recur-
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Aaxiotov |10 xpdvia Aappdvovrag umdyn kal Ty apXIik
BioAoyikr cuptepipopd tng PAARNG (Gupta kai ouv.
2011). EmmAéov, o kivbuvoc mbavwv kabuotepnpévav
UTTOTEOTIWY, TTRETTEl va yWwototoinBel otov acBevr ka
Toug yoveic tou (Nakamura kar ouv. 1991). 2nv mapou-
0a Tepfmwan, n mapakoAouBnon tou acBevoug mapa-
HEVEl TAKTIKN.

2YMIMEPAXMATA

1) Yrdpxer aduvapia rj duokohia mpoeyxeipntikig oid-
YVWONG TOU JovokuoTikoU adapavivoBAactwpatog Ad-
YW TNG OHOISTNTAG TOU He eVOOOOTIKEG- OOOVTOPOPES
KUOTEIG, 2) TO OXeTIKd aolvnBeg evO0OOTIKO HOVOKUOTI-
k6 adapavuvoPAdotwpa pmopel va avarruxBei, dmwg
dev avapévetal ouvjOwg, kar og TOAU veapr] nAikia kai
oe pia aouvrBiotn Béon, 3) n eyxelpNuky TwV evO0OTI-
KV KUotewv ota maidid eival fjma, Pe ekmuprjvion étav
10 péyebog Toug To emtpémel kal 4) n tehikd didyvwon
yivetal 1otohoyikd kai kaBopiCel T peteyxeipnTikr| Ta-
pakoAoubnon.

Tépog 15, No I, 2014/Vol 15, No |, 2014

rence (Olaitain kai Adekeye, 1996). The latter is the au-
thors' opinion as well, in cases of children. In the present
case, UA being classified post-operatively as a group 2
lesion, was treated well with enucleation.

Treating children for cystic lesions of the jawbones poses
difficutt management dilemmas for the surgeon. Factors
such as size, location, duration, histologic type, control of
possible recurrence and scope for follow-up need to be
considered (Zhang et al. 2010, Butt et al. 2012). In cases
of UA a more conservative treatment is acceptable in
children and adolescents since these are less aggressive
than the solid ones (Gardner, 1996, Takahashi et al.
1998, Escande et al. 2009). Most often applied treatment
modalities include enucleation and curettage, marsupiliza-
tion followed by second stage surgery and segmental or
marginal resection (Robinson and Martinez, 1977, Naka-
mura et al. 2002, latrou et al. 2009). A conservative treat-
ment with enucleation and mild curettage was applied in
the case presented, since its size and location allowed it.
The reported recurrence rate after treatment of UA with
conservative surgical removal is less than 25%, and par-
ticularly in the case of intraluminal type, as in our patient,
reaches approximately 10.7% (Ord et al. 2002). Some
studies have shown that the recurrence rate of mural
subtype after conservative surgical treatment ranged
from 10% to 43% (Rosentein et al. 2001, Lee et al. 2004).
Recurrences have been observed mainly after 4 vyears,
although they have been reported to occur even after
20 or 30 years (Ghandhi et al. 2006, Eckardt et al. 2009).
It is worth emphasizing that the follow-up period should
be maintained for up to 10 years, taking into considera-
tion the initial biological behavior of the lesion (Gupta et
al. 201 1. In addition, the risk of possible late recurrence,
needs to be clarified to the patient and his parents
(Nakamura et al. 1991). In the present case, follow-up
still remains regular.

CONCLUSIONS

I) There is inability or difficulty of pre-operatively diag-
nose a unicystic ameloblastoma due to its resemblance
to intraosseous-dentigerous cystic lesions, 2) the rather
rare intraosseous unicystic ameloblastoma may develop,
as not commonly expected, in a very young age and in
an unusual site, 3) the operation of intraosseous cysts in
children is mild, with enucleation when the size of the le-
sion allows it and 4) the final diagnosis is performed his-
tologically and determines the post-operative follow-up.
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