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ABSTRACT

Introduction - Lip pits are unusual congenital anomalies affecting the lip, first described by
Dedurguay in 1845, Lip pits can encounter aesthetic problem thus the patient ask for surgical overcome.
Case Report : A 4-year-old girl patient came with double lower lip pits that present since birth with
bilateral cleft lip and palate. The pits made a mucous accumulaton ocour:s during mealtimes and
crying, and felt assthethic discomfort. The surgery was performed by simple excision combined with
split-lip advancement technique under general anassthesia and the excized pits was then analized for
histopatological structures. The patient has no aesthetic defect after surgery. Discussion - Congenital
lip pits are developmental anomalie: that cccur as an solated defect or either in association with other
developmental disturbances. It happens due to noiching of lip at an =arly stage of development with
fization of tissues of the base of the notch or from a failure of complete wnion of embryonic lateral
subct of the lip. Lip pits can be shallow or deep, and may be associated with accessory salivary glands.
The treatment is usually surgical excision with removal of entire fistulous tract. Conclusion : Surgical
remoreal of lip pits i3 commaonly for cosmetic purpose. [t must be treated wizely because lips are essential
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part of someEones facs.
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ABSTRAK

Pendohuluan: Lip pit merupakan anomali kongenifal poda bibir yang jarang terjodi, pertama kali
didefinisikan oleh DeMurguay podo fahun 1845, Lip pit dopat menyebobkon permasalchan estetik dan
menyebabkan pasien datang untuk diatasi dengan pembedahan. Obyekiif - Memahami patogenesis dan
manaogemen lip pit kongenital. Loporan Kasus : Pasien anak usia 4tahun datang dengon keluhan terdapot
dua lekukan pada bibir bawah, yong sejok lohir feloh aodo bersamaan dengan celah bibir don longit-langif
bilateral. Dilokukon pembedahan eksisi sederhono dikombinosi dengan tehmik spiit-lip odvancement
daofam anestesi umum. Lip pit yvang dieksisi kemudion dionalisis struktur histopatologismya. Pasien
kontrol dengan tanpa defek estetik pasca pembedohan. Diskusi: Lip pit kongenital merupakan anomali
perkembangan vang ferfedi sebagoi defek tungeal afou dapat merupakan defek yang berhubungan dengan
kelainan perkemboangan (ain. Lip pit terjodi karena deformibas bibir poda awal tohap perkembangon
dengan fiksasi dasar jaringan bibir otow dari kegagalan penyatuan sulkus loteral bibir masa embrio.
Lip pit dapat dongkal atou dolam, don dapat berhubuwngon dengan kelenjar salive. Penoioloksaonaaon
bedahnyn adolah eksisi dengan mengambil sefvrwh troktus fistulo. Kesimpulan : Pengangkatan (ip pif
secarg bedoh umumnye unduk tujuan kosmetik dan harus ditotoloksaono dengan baik karena Bibir odalch

bogran pending wajch seseorang.

Kata kunci - anomali kongenital, lip pit, eksisi

INTRODUCTION

Lip pit is an indentation and/or sinus tract
in the lower lip that iz usually located to one or
both sides of the lip midline.! Lip pits are unusual
congenital anomalies affecting the lips, can ocour
in the region of upper lip, lower lip, or the oral
commissure.*' Congenital lip pits or congenital
fiztulzs ar paramedian sinus or humips or labial cpsts
are rare congenital invaginations of the lower lip **

Lip pits are first described by DeMurguay in
1845 %% Lip pits are developmental anomalies that
occursitherinassaciationwithother developmental
disturbance or as an isolated defect 2%t This
minimally deforming anomaly iz remarkable
chiefly for its association with facial clefis.® The
aszpriation of lip pits with cleft lip and palate was
given by Van der Woude in 1954, and called Van
der Woude syndrome.** Two-third of congenital
lip pits are associated with cleft lip or palate
and the other om=-third have minimal findings
such as hypodonta, or isolated lower lip pits.?

Lip pit is more common among females **
The clinical mamnifestation of lower lip pits covers
a wide spectrum.® These include slight depressions
on the vermilicn border of the lip, and fistulas that
penstrate into subjacent salivary glands and drain
small amounts of saliva.®

Lip pits has not been carried out for its
survey among the gensral population; hence the
frequency of thiz rare anomaly has been only
estimated roughly from its incidence in hospatal
records " Assuming that 70% to 80% of patients
with pits of the lower lip have associated claft lip
and/or palate, and that the frequency of clefts is
1:650 [one in every 450 births), it can be estimated
that the frequency of lip pits among the gensral
population is about 1:75,000-1:100,000 (on= in
every 75,000 to 100,000 births).”

In this case report we will discuss a 4 ye=ar
old girl with double lower lip pits, that present
since birth with bilateral cleft lip and palate. The
patient came ww Oral and Maxillofacial Surgery
Department because of cosmetic reason.

CASE REPORT

A 4-year-old girl patient came to Oral
and Maxillofacial Surgery Departement with her
parents in January 20M5, with two pits on her
lower lip. The lip pits were present since birth
with bilateral cleft lip and palate. Her double lip
pits made the patient uncomfortable appearance
because of umnusual shaped of her lower lip. The
pits was also made a liguid accumulation ocours
during mealtimes, or in relation to crying. History
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of past surgery was repaired of her lips due to
bilateral cleft lip in August 2040 when she was 3

manths old, followed by repaired of her bilateral
palatochizis with palatoplasty when she was 1.5
yvear old. History of family with cleft lip, cleft
palate, andfor lip pits was demied. History of
routine followed up by medical practitioner whan
her mother was pregnant was admitted, and thars
was no history of trauma in the first 2 months of her
mather pregnancy, no history of taken medicines
or medicinal herbs during pregnancy. The patisnt
was spontanecusly borm im medical practitioners
with fully term of pregnancy. The patient has two
siblings without any abnormality, and the patisnt
was the youngest.

Examimaticn of general physical status found
within normal limit. From lecal status extra oral
examination, there was symmetrical face, found
with scar mark post bilateral labioplasty in her
upper lip. In her lower lip, there was double pits
revealed bilateral paramedian pits, appeared wet
but without pain and swelling (Figure 1)

Figure 1. Double lower hp pits.

From intra oral examination, there was scar
post palatoplasty in her palate, ten deciduous

%,—

te=th in her lewsr jaw, and sight deciduous testh
without lateral incicors with cleft on her lateral
incicors of upper gingival, in her upper jaw. The
tongue, floor of the mouth, vestibulae, bwccal
mucosa and tonsils was found no abnormality. As
the defects of the patient lower lips were present
at the time of her birth, it was diagnosed as a
congenital lip pits. Thesurgenywas planned excision
under general anaesthesia, and the patient was
prepared with laboratory examination, thoras x-
ray and was consulted to Pasdiatric Departmeant for
cardigpulmonary examination and to Anasshibesia
Department for precperative and perioperative
treatment. There was no contraindication found
for her reatment under general anaesthesia.

The surgery was performed in the end of
February 2015, The size of the double lip pits
was measured and was found 0 5x0 Bx1 2cm and
0,50 3x1,2cm (Figure 2). On applying pressure,
watery secretions was expressed from the opening
pits. The pits was then marked for its excision
pattern (Figure ). The lip was injected with
adremalin, then excision was done carefully by
saparating the pit from the muscle. During the
dizzection, special attention was paid to the lip
muscle s as not to cause a whistling deformity
later. Im the deepest part of the one sinus we
found the base is wery thin line of labal mucous
=0 its easily break the intraoral zite. The track
of the pits or sinus should all excized to prevent
retention cyst. The defect than reconstructed
by suturing the lip muscle carefully to get as
ideal as possible for its good esthetic: outcome
with vicryl 5-0 after careful control of bleseding
(Figure 4). The excised pits was then analized
for its histopatological structures to the Anatomy
Pathology [Departement.

Figure 2. The depth of the double lip pits was messured and incision pattern was marked.
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Patient was managsed by given amoxycillin
25%0mz and analgetic suppositoria after surgery.
One day after swurgery her lower lip looked
minimum sedematous saelling, no bleeding, and
patient did not feel pain on her lips intra oral and
extra orally. Seventh day after surgery the suturs
was removed and bwo weeks after surgery the
patient came with histopatological result. The
lips did mot have aesthetic defect after and seems
symmetrical without loss of the lip muscle or a
whistling deformity (Figure &).

5 ¥

Figure 5. First day after surgeny.

Filgure &. Two wesks after surgery, the lower lip had no
defect.

The excised pit histopatology structures was
macroscopicly a skinned tissues size 1,2x1x0,5cm
and 1,2x0, Fud S5cm, browmnish white and elastic.
Microscopicly appsared hyperplastic stratified
squamouws epithelivm  with npormal  noclews.
There was a salivary gland duct, fibrocelagenous
connective tissue stroma in subsphitelial region
that hyalinated with [ymphosit inflammatony cell.
Inside it appeared salivary gland with stratified
thoracic epithelial with nomal nucleus. There
was no malignancie: cells appeared, and the
histopatologically was concluded as hypsrplastic
squamous cell with fistulows salivary gland duct in
inferor lip.

DISCUSSION

Congenital lip pits are dewelopmental
defects that acour on the paramedian portion of
the vermilion border of the lower lip.* Pits of the
lower lip (Astulas of lower lip, paramedian sinuses
of lower lip, humps of lower lip, labial cysts) is
a very rare congenital malformation.® The firss
case of lip pits was reported and discribed by
Deburguay im 1845 %19

The clinical picture of lip pits may vary
ranging from a single pit in the centre of the lip to
two pits (one on the right and one on the left) or
one pit on either the right side or left side. Their
occurrence can be on the lip surface,
cuter lip surface or on the margin between the
inner and outer lip.**"

Moo=t of the double lip pits are lecated in the
lip vermilion and on the muco-cutansouws line at a
distance of about 5-25 mm from each other, and
often enlarged and swollen ®*™ Their appearance
can range from subtle depressions to prominent
humps, may be shallow or deep, wvarying from
asymptomatic  slight depression on wvermilion
border to pits that form canals ranging in length
fram 1- 25 mm, which generzlly extend into the

orbicularis oris muscle %7, =
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Figure 7 : Congenfal lower lip pits appear: enlarged and
swollen and mesoered on probing 11mm deep fistula.
Duated from - Dissemond, Haberer, Franckson B Hsll=n

Lip pits are usually circular or oval shaped,
but some have also besn described as transverse,
slit-like, or sulci shaped.® On occasion, lip pits may
b= located at the apex of nipple-like elevation.
Rarely, the elevations may fuse in the midline,
producing a snout like structure.® Lower lip pits are
wuwally asymptomatic. ™" The only symptom might
be the continuows or intermittent drainags of water
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or zaltvary secretions, because the lip pit maybs
assoCiated with minor zalivary gland. %% The
mucous accumulation occurs more rapidly before
and during mealtimes, or in relation to orying

The association of cleft lip and palate with
lip pits was given by Van der Woude in 1954.
When lip pits ofour in association with cleft
lip/palate the conditicn is refermmed as Yan der
VWoude Syndrome [(WW5). ¥4%" The patient in our
case report seems to have the condition of VW5
since her parents admitted that the cleft lip, cleft
patate and the double lip pits appeared since the
girl was bom. Other malformations associated
with lip pits are syndactyly of hand: and cleft Lip
and palate; mental retardation and cleft, type not
specified; ankyloglossia and cleft lip and palate;
polythelia; symblepharon and cleft lip and palate;
and ankyloblepharon, adhesion betweaen maxilla
and mandible, and cleft wwula. **"

Variows syndromes associated with lip pits
beside VW5 are popliteal pterygium syndrome, oral
facial digital syndrome and Mamres and Cremer’s
syndrome. " Hypodontia and lower Lip pits are also
seen in the Kabuki make-up syndrome." Patients
often perceive thesepits asdepressions made by the
maxillary central incisors, even the pits are pressnt
from birth, much before maxillary incisors erupt.?

Congenital pits of the lower lip seem %o
run stronger in family. Gurney [1940) reparts four
cases of lip pits in on= family. Fogh-Andersen
(19431} reports eleven cases of lip pits in three
family groups; and Test and Falls (1947} reports
lip pits in five generations of the same family
Vander Woude (1954) found, after careful study
of five pedigrees, that the combination of pits of
the lower Lp with cleft lip and palate 1z based
on a single dominant gens. In 1987 Bocian et al
reported a patient with lip pits and a deletion in
1q32-g¥l, and subszeguently Murray et al. found
linkage bebween VW5 and markers from the same
region. Microdeletion: im 1932-g41 have also
been reportad in families with Vander Woude M
However, chromosome 1p34 was mapped as the
second loous for the VNG 22510

Recently, mutations have been found in the
interferon regulating factor & gene in patients with
VW5 and popliteal pterygium syndrome. However,
the lack of 100% concordance in monozygobic
twins suggests that genstic events alone are
not responsible for the cdefting phenotype. The
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process of monozygotic twinning i in a sense a
teratogenic event, and monozygotic twins have
an increased incidence of (often discordant)
structured malformations. *

The fact that clefts occur with lip pits seem
happening stronger in families than clefts without
lip pits, has attracted the attention of professionals
dealing with cleft patients. " Some cases of single
lip pit have ooowrred in families with members
with double lower-lip pits. It can be assumed that
a single pit is not a distinct entity but rather an
incomplete expression of the trait. On the other
hand, the rarely described fistulas of the upper
lip have not shown any inheritance pattsen.™"

The origin of lip pits i related to failure
of complete union on the embryonic mandibular
arch and can result due to notching of lip at an
early stags of development with fixation of tizsues
of the base of the notch.*** These suld normally
dizappear by & weeks of embryonic age.? Warbrick
et al. explained that the suld graduslly become
obliterated except at the cephalic end. These
furrows become deeper as growth procseds, thus
extablishing canals that are gradually incorporated
in the substance of the lower lip and, persisting,
become congenital labial fistulas

At 5.5 weeks during the developmental
stage of the head and neck, the fusion of the
mandibular arch and sulcus lateraliz of the lower
lip cccwrs, while the fusion of the maxillary and
frontonaszal processes come about at & weeks.
It is hypothesized that a common event may
simultamneously disturk fusion in both locations.
Thiz event results in the strong association
between the lip pits and cleft lip or palate.?

Lip pits are among the rarest congemtal
deformities recorded. Congenital lower lip
sinuses have been reported in abowt 0.001%
of the population, and &65% to 75% of the cases
are associated with cleft lip and palate® The
prevalence of VWS varies from 1:100,000 to
1:40,000 still born or live births. Mo significant
difference bebween sex is reported as regards to
the prevalence of the syndrome.*

The first histological examination of lip
pits was performed by Madelung in 18E8. Since
then his findings have been confirmed by many
other authors* Microscopic examination of a
paramedian lip pit shows a tract that iz lined by
stratified sguamous epitheliovm. Mimor salivary
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gland: may commumicate with the sinus. A chromic
inflammatory cell infiltrake often is noted in the
surrsunding connective tizsus ? It seams that the
histological finding in this case report was equal to
the literature. The lip pits may reguire no treatmeant
if they are mild.' If neceszary, the labial pits may be
excized for cosmetic reasons. ®&" The relatively
highincidence in females has been attributed to the
established fact that they are more likely to seek
surgical intervention for cosmetic considerations,
like occuwrred im this patient case report. The
goals of treatment are removal of sinuses and
providing cosmetic relieve for the disfigurement_®

Surgical excision is expecially
indicated in patients with resulting recurrent
inflammation.'® Electrocoagulation technigues

and marsupialization of the sinuses into the oral
cavity have been dizcontinued because of high
complication rates and poor results %" The simpls
excizion of the sinuses and adjacent glands that
empty into the sinuszes 3 the most commonly
accepted procedure.  Transverse  alliptical
excision is a well-known and accepted method for
treatment of congenital sinuses of the lower lip.
Several authors emphasized that simple excision
and transverse elliptical excision had inferior
results, such as lower lip muscle looseming and
whistling deformity. "

Another surgical approach to achieve radical
excision is the split-lip advancemant technigue.
This technigue was described by Mutaf et al and
has attempted of the dysplastic tissue and repair
of lip muscles to restore good lip functionality
and bilabial symmetry." In this technigue, btwo
oppasite labial armery-based flaps, including the
whaole thickness of the vermillion and the mucosal
surface of the lip, are used to repair the median
defect that results from excizion of the sinuses *

COMCLUSION

Double lip pits is a rare case. The excision
surgery that performed in this case combined with
split-lip advancement technigue had a satisfying
outcome to the patient and her parents. To
manage lip pits, evaluate the outcome of surgical
intervention, and to review some literatures for
its etiologies and pathogenssiz are Iimportant
because lips is one of aesthetic issue. The most
significant problems that was not performed in

thiz case are related to associated congsnital
anomalies, such as cleft lip andfor cleft palate,
and the potential for transmizsion of the trait
to subseguent generations. The identification of
familial lip pits is crucial for genetic counseling.
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