
Oral and Maxillofacial Surgery Cases 5 (2019) 100115

Available online 16 July 2019
2214-5419/© 2019 The Authors. Published by Elsevier Inc. This is an open access article under the CC BY-NC-ND license
(http://creativecommons.org/licenses/by-nc-nd/4.0/).

Median cleft of lower lip with ankyloglossia: A case report 

Jaideep Singh Chauhan a, Sarwpriya Sharma b,* 

a Consultant & Head, Department of Maxillofacial Surgery &;‘Smile Train’ Cleft Centre, CHL Hospitals, AB Road, LIG Square, Indore M.P., India 
b Consultant, Department of Maxillofacial Surgery &;‘Smile Train’ Cleft Centre, CHL Hospitals, AB Road, LIG Square, Indore M.P., India   

A R T I C L E  I N F O   

Keywords: 
Median 
Cleft 
Lower lip 
Mandible 
Ankyloglossia 
Tessier cleft 30 

A B S T R A C T   

Median cleft of the lower lip & mandible (Tessier no. 30 facial cleft) is an uncommon condition. 
This cleft varies in severity, in mildest form it may present as submucosal notching of lower lip & 
in most severe form it may involve lower lip, tongue, alveolus, mandible, floor of the mouth and 
neck structures. In our case report, we describe a child patient having median cleft of the lower lip 
with ankyloglossia, and its treatment.   

1. Introduction 

Clefts affecting upper lip and maxilla are common congenital entities, but midline cleft involving lower lip and mandible are rare 
anomalies. This cleft was first described by Couronine in 1819 [1] and since then very few cases have been reported in literature with 
different severity. It is also described as Cleft No. 30 in Tessier’s classification of clefts [2]. This cleft may present with varying degree 
of severity from isolated midline cleft of the lower lip to the cleft involving lower lip, tongue, alveolus, mandible, floor of the mouth 
and neck structures [3,4]. We report a case of 6 months old female patient with median cleft of the lower lip & severe ankyloglossia. 

2. Case report 

A 6 months old female child was brought by parents to our cleft unit for correction of her lower lip deformity. On primary ex
amination, median cleft of lower lip with ankyloglossia was diagnosed. The upper lip, nose and palate were normal. There was no 
known family history of cleft deformities and the pregnancy was uneventful. 

On detailed physical examination, the child had median cleft of lower lip extending from vermillion to mentolabial sulcus [Fig. 1]. 
Intraorally she had significant ankyloglossia. The tip of the tongue was attached to alveolus [Fig. 2]. The palpation of the alveolar 
margin revealed small crestal notching in the midline but the mandibular surface found to be intact. Radiological examination 
confirmed absence of any bony cleft [Fig. 3]. Her weight & height were 5.6 kg and 57 cms respectively. 

The complete workup was carried out to rule out any other anomalies. She had no other systemic abnormalities and hematological 
reports were within normal limit. 

She was taken for the surgery under general anaesthesia. The ‘‘V00 incision was placed over skin (extra orally) & mucosa (intra 
orally) along cleft margins. The skin, vermillion & mucosa present in cleft area were excised. The muscle was repaired first followed by 
closure of skin, vermillion & mucosa intra orally [Fig. 4A]. 
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The tip of the tongue was released from its attachment over alveolus & floor of mouth followed by release of lingual frenulum. The 
mobility of the tongue was checked by pulling it in all directions & the defect was closed [Fig. 4B]. 

The patient’s immediate post-operative phase was uneventful. She was recalled for follow-up visits on regular intervals. During 6 
months follow up lower lip appeared normal in terms of length, lips competency with good vermillion appearance [Fig. 5]. 

3. Discussion 

The clefts involving upper lip & face are commonly seen but cleft involving lower lip and mandible are scantly documented in the 
literature. Only 75 to 80 cases have been reported worldwide so far, making it mandatory and worthwhile reporting to literature, 
whenever it occurs [5]. 

Several hypotheses have been proposed by different authors regarding its pathogenesis. Most of the authors consider that this 
anomaly occur due to failure of fusion of the first pair of branchial arches or improper mesodermal penetration into the midline of 
mandibular part of the first branchial arch. The theory proposed by Oostrom et in 1996 is widely accepted. According to them any 
hypoplasia of mandibular process during early embryonic period can lead to severe cleft of the mandible extending into the neck 
whereas hypoplasia during the late embryonic period will lead to less severe median cleft [6]. 

Therefore this deformity can vary in severity & presentation. In mild form a notching in vermillion or cleft involving lower lip only 
is seen. In moderate form cleft may extends into the mandibular symphysis. The tongue may be bifid & attached to the cleft alveolar 
margin [7]. In severe form the mandible is bifid, epiglottis or hyoid may be absent & thyroid cartilage may be underdeveloped. The 
midline cervical cord and strap muscles may be atrophic [8]. There may be midline dermoid in the neck, the clavicles may be spaced 
and manubrium sterni may be bifid [9] In our case there was median cleft of the lower lip extending up to mentolabial sulcus with 
severe ankyloglossia, the tip of the tongue was attached to alveolus and mild crestal notching was present in midline. 

This cleft may be associated with other anomalies like congenital heart disease, hand anomalies (syndactyly and brachydactyly) 

Fig. 1. Preoperative frontal view.  
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and foot anomalies (club foot and ectrodactyly) [10]. Our patient had no other anomalies associated with median cleft of lower lip. 
The timing of surgical correction depends on severity & the structures involved. For soft tissue correction, the age-weight protocol 

for upper lip cleft surgery can be followed i.e. age of 6 months with having child’s weight more than 5 kgs. We followed same protocol 
for our case and received satisfactory results. This early intervention helps child in feeding & speaking. 

Fig. 2. Ankyloglossia.  

Fig. 3. Radiograph.  
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Fig. 4. A. Immediate postoperative, B. Release of ankyloglossia.  
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There is lack of consensus amongst authors on the timing as well as kind of procedure for bony correction of mandibular cleft. 
According to Seyhan [11], if there is no gap between the two mandibular halves the bony correction can be deferred till 10 years of age, 
while if the patient has feeding or breathing difficulty and the mandibular segments are mobile, an early attempt should be made to 
stabilize the mandible with bone graft or reconstruction plate. 
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