Case Report

Lemierre’s syndrome in a child
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ABSTRACT

Lemierre’s Syndrome (LS) is a rare syndrome most frequently due to an anaerobic organism, Fusobacterium
Necrophorum. It is commonly a complication of an acute oropharyngeal infection, but there are exceptions
to its presentations. In our case the cause of LS was otitis media caused by Streptococcus species. This is
a rather unusual presentation of LS. LS is caused due to septic complications of oropharyngeal infections,
which lead to thrombophlebitis of internal jugular vein leading to thrombosis formation. In this case
report, we present a case of Lemierre’s syndrome in a seven-year-old male child. The patient presented
with high grade fever spikes and earache, which were unresponsive to oral antibiotics. LS was diagnosed
in this patient on the basis of clinical, microbiological and radiological findings. After the diagnosis,
treatment involved using broad spectrum antibiotics and anticoagulants, followed by surgery. Though
role of anticoagulants is controversial in LS, but there is no specific guideline contraindicating the use
of anti-coagulants. In our case, timely diagnosis and management enabled us to discharge the patient
without any symptoms.
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INTRODUCTION infection which led to thrombosis in internal
jugular vein and septicemia. These symptoms were
later coined as “Lemierre’s Syndrome (LS)”. Since
the first reported case in 1936, LS became very rare
due to development of antibiotics, and was once
even termed as the “Forgotten Disease”. However,

since the last two decades an increasing number of

Andre-Alfred Lemierre first reported a
combination of clinical features in twenty young
patients.! The clinical features included peritonsillar
or pharyngeal abscess secondary to an anaerobic
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cases have been reported.? It is unclear if this rising
trend in cases is due to advancement in diagnostic
techniques, decreased number of tonsillectomies or
increased antibiotic resistance to organisms.?*

We present a case of a 7-year-old boy, admitted
with complaints of ear discharge and persistent
fever spikes, which was later confirmed as a case
of Lemierre’s syndrome on the basis of positive
culture and radiological findings.

CASE REPORT

A 7-year-old boy, with no significant past
medical history, was admitted in the pediatric
unit of our hospital with complaints of fever
and right earache since eight days, along with
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mucopurulent discharge from the same ear for
the last one day. On examination, he was a febrile,
malnourished child with palpable cervical lymph
nodes on the right side. The largest lymph node
measured about 1.5 cm, was tender, smooth but
hard in consistency. Detailed right ear examination
revealed conductive hearing loss with a congested
and perforated tympanic membrane with
mucopurulent discharge.

Fig.1a and b: Posterior and lateral MRV images
showing cerebral venous sinus thrombosis,
involving right transverse sinus with extension
into sigmoid sinus and internal jugular vein.

Pak J Med Sci

On the basis of history and examination, our
provisional diagnosis was otitis media. Intravenous
injections of ceftriaxone and  vancomycin were
started, after which fever spikes spaced out, but
persisted. Blood cultures which were sent on
admission, came out positive for Streptococcus
species which was sensitive to ceftriaxone.
Culture of his ear discharge and repeated blood
cultures were all negative, but due to persistent
fever spikes, leukocytosis (TLC: 20.2 x 10°/L)
and thrombocytopenia (105 x 10°/L). MRI and
MRV showed cerebral venous sinus thrombosis,
involving right transverse sinus with extension
into sigmoid sinus and internal jugular vein (Fig.1a
& 1b), along with focal right sided cerebellar
meningeal and tentorial enhancement (Fig.2).

Explorative mastoidectomy revealed middle ear
full of granulation tissue, extending to the mastoid
antrum. Long process of incus was also eroded,
while head of stapes was covered with granulation
tissue. Lateral semicircular canal and facial canal
were intact. Chest X-ray and echocardiography was
done to screen for emboli in heart and pulmonary
vasculature, which came out normal. The thrombus
evident on MRI was treated with intravenous
enoxaparin. After ten days of injection enoxaparin,
our patient was switched to oral rivaroxaban
to prepare him for discharge as his symptoms
were starting to resolve. Later, he was discharged
on oral antibiotics and was advised to continue
anticoagulants for six more weeks. On follow
up, his symptoms had completely resolved upon
completion of treatment. We plan to follow him
again after six months to plan for tonsillectomy.

Fig.2: Post contrast enhancement
in right cerebellar region.
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DISCUSSION

Lemierre’s Syndromeis also known as postanginal
septicemia because sepsis usually manifests after an
oropharyngeal infection.’It usually begins as a local
oropharyngeal infection, and presents with fever,
dysphagia and neck swelling.®” Later during the
course, infection spreads via blood stream to other
organs. This spread of septic emboli usually presents
with chest pain, hemoptysis and dyspnea in 79 to
100 percent cases,” while less commonly deranged
liver functions, arthralgia, and coagulopathies have
also been reported.

The most commonly reported pathogen in LS
is Fusobacterium spp., especially Fusobacterium
Necrophorum.” In a study published, of the 96
patients diagnosed with LS 52 percent were culture
positive for Fusobacterium spp. The remaining
cases is this study were positive for Streptococcus
spp. (18%), and Staphylococcus aureus (6.3%),
respectively.” There are very few cases reported from
Pakistan, especially in pediatric population.® One
of these reports, defined an unusual presentation
of LS with Fusobacterium spp, but absence of
jugular vein thrombosis.® Another study was done
in Abbottabad, where patients admitted with
tonsillopharyngitis were screened for LS, and only
two cases (1.28%) were identified. The first patient
had throat swab culture positive for bacteroides
and pseudomonas, while second patient’s culture
showed no organism growth.’ In our case, LS was
caused by Streptococcus species, which most likely
was due to our patient’s unvaccinated status.

LS is diagnosed by a combination of clinical signs,
positive blood cultures and radiological findings. Its
treatment also involves broad spectrum antibiotics,
surgical removal of septic focus and anticoagulants.
Use of anticoagulants is still debatable, as no
specific guidelines on treating LS are present.’®!
Many recent cases reported in pediatric population
have used some form of anticoagulants,'*'* which
seemed to have reduced or slowed the progression
of thrombosis. The use of anticoagulants is still
questionable though, as there is lack of evidence.
Removal of thrombosis via surgery is hardly ever
indicated, however surgery is indicated in removal
of abscess in parapharygeal and tonsillar region,
along with empyema of lungs or septic joints."
These medical and surgical treatment options can
be used separately or in combination to treat LS. In
our case, due to persistent symptoms despite use of
appropriate antibiotics, surgery was performed to
remove infection. It is very important to treat LS at
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an early stage as delay in the treatment can be life
threatening. The mortality rate of LS can vary from
5 to 18 percent.”!°

CONCLUSION

LS is rather an unfamiliar syndrome with serious
complications that can even cause death. It was once
considered a rare syndrome, but due to increasing
number of reported cases recently, it is important
to spread awareness about this syndrome. It is
vital to catch LS during its early stage to avoid any
formidable complications. LS is usually reported
after an oropharyngeal infection, but as seen in
our case, it can occur as a sequelae to otitis media.
It is therefore important to evaluate for LS in any
patient presenting with a neck swelling or any
other signs of inflammation after an oropharyngeal
infection or otitis media.
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