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IG cleft fellows to substantive jobs in NHS trusts concerns
bout a bottle-neck effect have been exacerbated. A lack
f success for OMFS trainees in TIG application processes
s open knowledge via social media and other forums,
ith a suspicion that a less than meritocratic approach has
een taken by some involved in the recruitment process.
isenchantment with the TIG process is also a significant
roblem in other subspecialty areas of OMFS, most notably
ead and neck oncology, where a number of leading units
ave actively withdrawn participation.

In my experience OMFS trainees are amongst the high-
st achievers overall and most dedicated in their training
ourney through necessity. It seems unlikely that they will
e significantly assisted therefore by intensified interview
reparation sessions, in contrast perhaps to trainees in sister
pecialties.

Ultimately, given that it is unlikely to prove feasible to
everse historical trends of centralisation of services, the best
ecourse would appear therefore to facilitate an increase of
ow in to cleft and craniofacial training opportunities from
MFS. This could be achieved through reform of the current
IG process to make competitive selection more meritocratic
nd provide equal opportunities for candidates regardless of
pecialty of affiliation, as was originally intended. Alterna-
ively, the creation of designated RCS approved fellowships
n cleft and craniofacial around the UK would also serve to
ncrease OMFS participation in this area, and consideration
hould be given to this idea at association level.
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unctional compensation of a hypertrophied sublingual
land and the absence of the ipsilateral submandibular
land

ir,

The absence of the submandibular gland and the enlarge-
ent of the ipsilateral sublingual gland has been reported

reviously, and may occur unilaterally or bilaterally. The find-
ng may be incidental, as a symptom associated with reduced
aliva, or an enlarged gland, or it can manifest as a mass in
he neck.1–5 Although aplasia or atrophy of the submandibu-
ar gland is thought to cause hypertrophy of other glands,
ncluding the sublingual gland, compensation of function by
he glands has not been shown so far. To the best of our knowl-
dge, 4 cases of the bilateral absence of the submandibular
land and hypertrophy of the sublingual gland have been
eported to date1–4; one had relatively poor oral hygiene and
everal cavities, and the others had no symptoms of salivary
land dysfunction. A 41-year-old woman was also diag-
osed with aplasia of the submandibular gland and ipsilateral
ypertrophy of the sublingual gland (with symptoms such as
erostomia and dysphagia), but showed no uptake on 99mTc-
ertechnetate scintigraphy in the submandibular-sublingual
rea.5 We think, therefore, that functional compensation may
e independent of hypertrophy of the sublingual gland.

We report a patient who presented with enlargement of
he sublingual gland that appeared to compensate for the
trophied ipsilateral submandibular gland. To the best of our
nowledge, no reports on this condition have been published
efore.

A 66-year-old man visited the otorhinolaryngology
epartment with a 7-day history of voice change. He was
ad no dryness of the mouth and his oral hygiene was good.
ast diagnoses included Behçet’s enteritis and uveitis, and

schaemic heart disease, but there was no history of cervico-
acial surgery, radiotherapy, or salivary gland-related disease.

Physical examination showed no ulceration or scarring
ndicative of Behçet’s disease in the oral cavity. Bimanual
alpation, however, indicated an absence of the right sub-
andibular gland, and no saliva was being expelled through

he papilla. Laryngitis was diagnosed on endoscopy, then
fter informed consent was given, computed tomography
CT), magnetic resonance imaging (MRI), and sialoscintig-
aphy were also done. CT showed no abnormality except
he absence of the right submandibular gland, and a
.3 × 1.3 × 2.9 cm enlargement of the ipsilateral sublingual
land. T2-weighted MRI showed complete replacement of
he right submandibular gland with fatty tissue, with isoin-
ense and enlarged right sublingual and left submandibular
lands (Fig. 1). The maximal uptake on 99mTc-pertechnetate
cintigraphy occurred 30 min after the injection in the right
ubmandiular-sublingual region, and was reduced in compar-

son with the left side (Fig. 2).

mailto:Shaf.islam@doctors.org.uk
https://doi.org/10.1016/j.bjoms.2019.06.018


814 Letters to the Editor / British Journal of Oral and Maxillofacial Surgery 57 (2019) 808–817

Fig. 1. Axial T2-weighted magnetic resonance image that shows total replacement of the right submandibular gland with fatty tissue (asterisk), the similar
signal intensity of the hypertrophied, ipsilateral sublingual gland (arrowheads), and the left submandibular gland.
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Fig. 2. Scintigraphic examination that suggests

Although qualitative, the results of the scintigraphic
xaminations showed a distinct pattern of uptake in the
ubmandibular-sublingual area, which were totally different
rom those reported previously. The change in the right sub-
andibular gland seems to have been atrophic rather than

plastic, but the cause could not be established.
More research is needed to ascertain how the dysfunc-

ion of the submandibular gland leads to hypertrophy, and
ventually, to understand the functional compensation of the
psilateral sublingual gland. For patients having operations
or cosmetic purposes, or other problems associated with
nlarged sublingual gland, a functional evaluation should be
one first to prevent the symptoms of dry mouth that may
ccur postoperatively.
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Fig. 1. Frontal view of the patient.
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mniotic band syndrome with Tessier number 4 and 7
lefts: a case report

ir,

Our patient was a 7-year-old girl who had been abandoned
t birth, so there was no prenatal history available, and infor-
ation about her parents could not be accessed. Physical

xamination showed a constriction ring on her left forearm,
nd multiple types of craniofacial clefts.

The left-sided Tessier number 4 cleft passed through the
igh point of the Cupid’s bow and extended laterally to the
asal alae up into the inferiomedial canthal region, and had
een repaired when she was two. The bony alveolar cleft
rose between the central and lateral incisors on both sides,
nd coursed laterally to the pyriform aperture, medial to the
nfraorbital foramen. The hard and soft clefts in the palate
ere complete on both sides. The left lower eyelid was cleft
ith involvement of the nasolacrymal duct, the left orbit was

xposed, and there was slight macrostomia on the right side.
thorough physical examination showed no malformations

ther than the facial clefts and constriction ring.
At admission, her left eye was blind with severe injec-

ion and chemosis of the conjunctiva and subepithelial haze.
er left forearm had a constriction ring, but the bones were
ot involved. Her middle, ring, and little fingers had adopted
curled-up position when relaxed, but the hand functioned

ormally (Figs. 1 and 2).
A Tessier number 4 facial cleft is a rare, complex, and
hallenging craniofacial malformation, and when found in
onjunction with amniotic band syndrome, is even more rare.
ivaldo Alonso et al1 reported 21 cases of the cleft, in which

C

W

Fig. 2. Posterior view and radiograph of the left forearm.

our patients had amniotic bands in the limbs. The coexistence
f clefts number 4 and 7 is extremely rare, however. Sigler
t al2 presented a case of a unilateral partial Tessier number
cleft accompanied by incomplete number 2 and 3 clefts.
s far as we know, a combination of Tessier number 4 and 7

lefts has not yet been reported.
Two theories have been proposed to explain the patho-

enesis of amniotic band syndrome. The intrinsic theory is
ased on a developmental anomaly of the embryonic germi-
al disc, which makes the amniotic band a by-product rather
han the cause of the fetal anomalies. The extrinsic theory
olds that an early rupture of the amniotic sac causes the
ormation of amniochorionic mesodermal bands that lead to
he development of a constriction band. Early rupture may
ecrease amniotic fluid, which could cause the compres-
ive consequences of early constraint such as scoliosis and
lubfoot.3

Keller et al4 observed similar anomalies in cousins
ffected by the syndrome, which suggested a genetic cause.
onversely, Torpin5 reasoned that its malformations might
e the result of external influences. He proposed several cri-
eria such as: asymmetrical findings; syndactyly that starts
istally with free proximal segments; no bony defects of the
emaining parts; and lesions associated with fibrous bands
hat had originated from a denuded chorion.

Based on these criteria, we think that the extrinsic theory
an better explain all abnormalities in this patient. According
o previous publications and our own experiences, both intrin-
ic and extrinsic theories together explain a subset of cases
f amniotic band syndrome more clearly, which suggests to
s that it is aetiologically heterogeneous.
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