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bstract

emierre syndrome, also known as Lemierre’s disease is a rare condition that was first described by Andre Lemierre in 1936. We present a
ase of a 3-year-old boy who presented with ankylosis of the right temporomandibular joint (TMJ) secondary to a mastoid infection as part
f Lemierre syndrome. His ankylosis resulted in restricted mouth opening, which had a considerable impact on his speech and ability to eat.
urgical treatment comprising right coronoidectomy, gap arthroplasty of the TMJ, and interpositional fat grafting, enabled him to move his

aw and function has returned. This case report highlights the consequences of Lemierre syndrome and the need for clinicians to be aware of

ts features and the impact it may have on patients.

 2019 The British Association of Oral and Maxillofacial Surgeons. Published by Elsevier Ltd. All rights reserved.
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emierre syndrome is caused by Fusobacterium  necropho-
um and is characterised by thrombophlebitis of the internal
ugular vein secondary to oropharyngeal infection.1,2 Throm-
ophlebitis can cause unilateral swelling and tenderness
long the sternocleidomastoid muscle and lead to septic
mboli, persistent fever, and postanginal septicaemia with
etastatic infections in the lungs and bones. Some authors

hink that the primary foci of Lemierre’s are the ears, mas-
oids, and teeth.3

The syndrome is thought to affect 0.8 million people a
ear. It was once called the “forgotten disease” because of its

arity, but its incidence is now thought to be increasing as a
esult of antibiotic resistance. It tends to affect young adults,
ith both sexes affected equally, and is usually treated with
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nticoagulants, antimicrobials, and operation. The sequelae
an be life threatening, and most patients require admission
o hospital. Mortality is thought to be 5%.4

ase  report

 3-year-old boy presented to our department with ankylo-
is of the right temporomandibular joint (TMJ) secondary to
astoiditis and Lemierre syndrome. The ankylosis had been

ecognised when he was admitted for an arthrogram of his left
ip under general anaesthesia at a different hospital and the
naesthetist discovered that they could not open his mouth.
efore this the patient had had multiple episodes of choking.
is medical history included Lemierre syndrome, thrombo-
is of the internal jugular vein, and mannose-binding lectin
eficiency, which is known to increase the susceptibility to
nfection.5 Lemierre syndrome had caused osteomyelitis and
eptic arthritis. On clinical examination he had marked facial

blished by Elsevier Ltd. All rights reserved.
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Fig. 1. Coronal computed tomogram of the head showing ankylosis of the
right temporomandibular joint and glenoid fossa.

Fig. 2. Three-dimensional reconstruction of the computed tomogram of the
head showing the prominent coronoid process that contributed to the limited
o
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Fig. 3. Al-Kayat Bramley incision used to access the right temporomandibu-
lar joint, and ankylosis of the right condyle and glenoid fossa of the temporal
bone.
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symmetry and his interincisal mouth opening was 1 mm
econdary to ankylosis of the TMJ (Figs. 1 and 2).

He was treated with gap arthroplasty, right coronoidec-
omy, and interpositional fat grafting. At the end of the
peration his mouth opening had increased to 33 mm (Fig. 3).

He was seen two weeks postoperatively and had recov-
red well. The postoperative swelling had subsided and
e was able to tolerate soft foods. We gave him a chil-
ren’s TheraBite® Jaw Motion Rehabilitation SystemTM

Atos Medical) and he had speech and language therapy. As a
esult, his mouth opening was maintained and there were no
linical concerns. We will continue to monitor him at regular

ollow-up appointments. W
iscussion

o our knowledge there are no published reports of ankylosis
f the TMJ secondary to Lemierre syndrome. Ankylosis most
ommonly occurs as a result of trauma and infection and is

 known complication after mastoiditis, particularly in chil-
ren. Several management techniques have been suggested,
ut the results have not been uniformly successful.6 The man-
gement protocol at our hospital involves access, usually by

 preauricular incision with temporal extension, resection
f the ankylotic mass, ipsilateral coronoidectomy (contralat-
ral coronoidectomy if necessary), and interpositional tissue
ransfer if appropriate (fat/temporalis muscle).

Other authors have suggested the use of autogenous cos-
ochondral grafts for reconstruction of the TMJ.7

We are aware that the restoration of normal function can be
hallenging after ankylosis of the TMJ, and we acknowledge
he importance of close follow up to ensure the early recogni-
ion of postoperative complications. It is likely that our patient
ill have long-term growth disturbance because of the history
f damage and operation, and we appreciate that the inci-
ence of recurrence is high and that he will probably require
urther operations, which may include distraction osteogen-
sis, costochondral grafting, and orthognathic surgery. In the
ong term he will probably need prosthetic replacement of
he joint.

We hope that this case has highlighted the importance
f an early diagnosis of Lemierre syndrome, and has raised
wareness of the impact that it can have on patients’ lives.
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