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nusual case of carcinoma
uniculatum affecting the oral cavity
f  an 11-year-old boy�,��

ear  Editor,

ral  Carcinoma  Cuniculatum  (OCC)  corresponds  to  a  rare,
ell-differentiated  variant  of  Oral  Squamous  Cell  Carci-
oma  (OSCC)  first  included  in  the  World  Health  Organization
WHO)  Classification  of  Head  and  Neck  tumors  in  2005.
ccording  to  the  WHO,  OCC  is  defined  as  a  malignant  neo-
lastic  proliferation  of  stratified  squamous  epithelium  in
road  processes  with  keratin  cores  and  keratin-filled  crypts
hich  seem  to  burrow  into  the  bone,  without  obvious  cyto-

ogical  features  of  malignancy.1 It  is  estimated  that  OCC
F
c
l

a
t
r
t
w
o

o
o
a
s
h
b
t
r
a
o
l
l
p
b
o
c

ccounts  for  up  to  2.7%  of  all  OSCC.2 Up  to  date,  less  than
0  cases  have  been  reported.  Here  we  report  an  unsual  case
f  an  oral  carcinoma  cuniculatum  affecting  the  gingiva  of  a
hild.

An  11-year-old  boy  was  consulted  because  of  local  pain
nd  paresthesia  of  the  left  lower  lip  during  an  unknown
mount  of  time.  He  had  a  history  of  grade  II  ependymoma,
hich  was  appropriately  treated  with  surgery  and  radiother-
py  and  controlled  routinely.  He  had  no  systemic  symptoms,
nown  allergies  or  medical  history  of  any  other  illness.  Extra-
ral  examination  revealed  no  anomalies.  Intraorally,  a  mass
nvolving  both  the  buccal  and  lingual  gingiva  between  the
ower  left  second  molar  and  lower  left  first  premolar  was
bserved.  An  extensive  verrucous  white  patch  was  cover-
ng  the  buccal  side  of  the  mass,  while  cystic-like  white
odules  with  superficial  blood  vessels  were  also  present  on
oth  the  lingual  and  buccal  sides  of  the  tumor  (Fig.  1).
he  teeth  involved  in  the  mass  were  mobile.  Cone-beam
omputed  tomography  revealed  a  well-defined  large  radi-
lucency  involving  the  whole  thickness  of  the  posterior  left
andible  perforating  the  buccal  bone  plate  (Fig.  2).  An

ncisional  biopsy  was  taken  which  showed  a  tumoral  mass
omposed  of  multiple  branching  keratin-filled  crypts  sheets
ined  by  epidermoid  epithelial  cells.  The  endophytic  epithe-
ial  growth  pattern  burrowed  deep  inside  into  the  alveolar
one,  forming  a  complex  network  of  connected  canaliculi,
esembling  rabbit  burrows.  The  epithelial  cells  were  well
ifferentiated,  and  no  atypia,  mitosis,  perineural  nor  lym-
hovascular  invasion  was  observed.  A  chronic  inflammatory
nfiltrates  consisting  mainly  of  lymphocytes  with  local  areas
f  neutrophil  accumulation  was  observed  in  some  areas  of
he  stroma  (Fig.  3).  The  lesion  was  diagnosed  as  a  carcinoma
uniculatum  of  the  oral  cavity.  Differential  diagnosis  with
� How to cite this article: Niklander S, Sernuda LM, Martínez R.
nusual case of carcinoma cuniculatum affecting the oral cavity of
n 11-year-old boy. An Bras Dermatol. 2021;96:799---801.
�� Study conducted at the Facultad de Odontologia, Universidad
ndres and Hospital de Quilpue, Servicio de Salud Viña  del Mar-
uillota, Chile.
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igure  1  Clinical  presentation:  mass  involving  both  the  buc-
al and  lingual  gingiva  between  the  lower  left  second  molar  and
ower left  first  premolar.

 solid  variant  of  an  odontogenic  keratocyst  was  done  due
o  its  histopathological  similarity.  The  CT  scan  examination
evealed  no  lymph  node  involvement  and  no  metastasis,  and
he  patient  was  referred  for  surgical  treatment.  The  patient
as  controlled  with  regularity  and  no  recurrences  have  been
bserved  after  a 5-years-follow  up  period.

Carcinoma  Cuniculatum  (CC)  is  a  rare,  low-grade  variant
f  Squamous  Cell  Carcinoma  (SCC)  most  commonly  located
n  the  plant  of  the  foot,  but  any  anatomic  site  can  be
ffected,  including  the  oral  cavity.2 According  to  a  recent
ystemic  review  that  analyzed  43  cases  of  OCC,  this  tumor
as  a  slight  predilection  for  females,  being  more  frequent
etween  the  sixth  and  seventh  decade  of  life.3 Our  case  is
he  second  report  of  an  OCC  in  children.  The  first  case  was
eported  by  Hutton  el  al.  in  2010,  which  corresponded  to
n  OCC  affecting  the  anterior  maxillary  gingiva  of  a  7-year-
ld  girl.4 When  affecting  the  oral  cavity,  the  most  common
ocation  is  the  mandibular  gingiva  followed  by  the  maxil-
ary  gingiva.3 Cases  affecting  the  alveolar  ridge,  tongue  and
alate  have  also  been  reported.5 When  affecting  the  gingiva,
one  involvement  is  common.  Imaging  usually  shows  a  radi-
lucency  with  ill-defined  margins  reabsorbing  the  adjacent
ortical  bone.6

The  most  common  clinical  symptom  is  pain,  followed  by
lceration,  swelling,  and  induration.3,5,6 Our  patient  apart
rom  the  aforementioned  symptoms  also  reported  paresthe-
ia,  which  to  our  knowledge,  has  not  been  reported  before.
he  main  differential  diagnosis  of  CC  is  Verrucous  Carci-
oma  (VC),  another  well-differentiated  uncommon  variant
f  SCC.  But  other  keratinizing  lesions,  such  as  keratiniz-
ng  odontogenic  cysts  have  to  be  ruled  out,  especially  with
9
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Figure  2  Cone-beam  computed  tomography.  Axial  (A)  and  para-axial  (B)  sections  and  panoramic  reconstruction  (C).  There  is  a
well-defined large  radiolucency  involving  the  whole  thickness  of  the  posterior  left  mandible  perforating  the  buccal  bone  plate.

dealing  with  small  incisional  biopsies.  In  the  early  days,
CC  was  thought  to  be  a  VC,  but  is  now  considered  a  dis-
tinct  entity  of  SCC.2 Clinically,  both  CC  and  VC  can  have
a  verrucous  appearance,  although  CC  might  exhibit  a  ses-
sile  pink-reddish  papillary  surface,  which  is  not  observed  in
VC.  Histologically,  CC  shows  a  tortuous  invasive  (endophytic)
component  with  keratin  plugging,  which  contrasts  with  the
more  exophytic  verrucous  growth  and  ‘‘pushing  borders’’
observed  in  VC.5 Microabscesses  filled  with  neutrophils  are
also  commonly  reported  in  CC.2

The  main  treatment  of  choice  is  surgical  excision.
Although  OCC  can  be  locally  aggressive,  lymph  node  and  dis-
tant  metastases  are  uncommon,2,6 and  the  5-year  survival
rate  has  been  reported  above  90%. 2 Local  recurrences  have
been  reported,  but  are  not  very  common.  In  respect  to  our
case,  the  patient  remained  disease-free  after  a  follow-up
period  of  5  years.
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igure  3  Histopathological  features  showing  neoplastic  tissue  with  an  endophytic  pattern  of  growth  with  abundant  keratinization
A). A  mixed  inflammatory  infiltrate  composed  primarily  of  lymphocytes  and  some  neutrophils  were  seen  in  some  areas  (B).  The
ndophytic epithelial  growth  was  forming  a  complex  network  of  connected  canaliculi  resembling  rabbit  burrows  (C  and  D).  Original
agnification was  ×10  (A,  C  and  D)  and  ×40  (B).
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