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Kikuchi-Fujimoto Disease Associated with
Aseptic Meningitis: A Case Report

Aseptik Menenijitle Birlikte Gérdlen Bir Kikuchi-Fujimoto Hastaligi Vakasi
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Abstract

Kikuchi-Fujimoto Disease is usually a rare, self limit-
ing, benign disease causing fever, neutropenia and
cervical lymphadenopathy. It is especially seen in
young Asian women, rarely in children. A case of
Kikuchi-Fujimoto Disease in a female Bangladeshian
child with aseptic meningitis is presented from
Turkey. She was admitted with fever but had no
pathological lymphadenopathies. Her complicated
aseptic meningitis was treated successfully with
short term steroid therapy.

(J Pediatr Inf 2011, 5: 77-9)
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Ozet

Kikuchi-Fujimoto hastaligi ates, nétropeni ve servikal
lenfadenopatiyle seyreden ve 06zellikle genc Asyali
kadinlarda gorilen bir hastaliktir. Cocuklukta nadir
olarak gorullr. Aseptik menenjit ile basvuran
Bengaldes’li bir kiz hastada saptanmasi nedeniyle
sunulmaktadir. Hasta inat¢i atesle miracaat etmesine
karsin, lenfadenopatisi yoktur. Olusan komplikasyon-
lu aseptic menenijit tablosu kisa sireli steroid ile
tedavi edilmistir. (J Pediatr Inf 2011, 5: 77-9)
Anahtar kelimeler: Kikuchi-Fujimoto, lenfadenopa-
ti, menenijit, ates

Introduction

Kikuchi-Fujimoto Disease is usually a rare,
self limiting, benign disease, causing fever neu-
tropenia and cervical lymphadenopathy, seen
especially in young Asian women but rarely in
children (1). If it is not considered in patients
with fever of unknown origin with cervical
lymphadenopathy, this may result in unneces-
sary invasive tests. Although self limiting, rare
fatal cases were reported (2).

Case

A 11 year old Bangladeshian female child
who lived in Ankara/Turkey because of her
father’s occupation presented with persistent
and intermittent fever up to 40°C of twelve days
duration. She had fever and sore throat since

the beginning of disease. The patient was given
benzatine penicillin (1 200 000 IU) once intra-
muscularly and ceftriaxone for the following two
days in a local hospital. Foreign travel included
a brief return to Bangladesh, a trip to Canada 6
months previously and a visitto a small cattle
farm near Ankara 2 weeks previously.

She appeared well; but her temperature was
39°C. There were only two non-tender lymph-
adenopathies 1x1, 1x0.5 cm size in the right
posterior cervical region. She had no hepato-
splenomegaly. The rest of the physical exami-
nation was normal.

Laboratory revealed low white cell count of
3700mm3 with neutrophils 48%, low platelet
count 141 000/mm3, and high lactic dehydroge-
nease (LDH) 862 IU/L. C Reactive protein was
9 mg/dl and sedimentation rate was 36 mm/hr.
Biochemical profile, thyroid function tests, quan-
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tiferon tuberculosis test with Elisa, chest x-ray and urine
were normal .Initial management consisted of regular
paracetemol, while awaiting results of further tests These
included blood culture, viral screen, salmonella brucella
agglutinin tests and autoimmune screen.

Haemotological malignancy, haemophagocytic syn-
drome, malaria and leishmaniasis were ruled out from the
blood smear and bone marrow examination. Because of
the history of a visit to a cattle farm, babeosis and lyme
serology were also studied. All these culture and sero-
logical results were negative.

As she had headache and vomiting observed at the
end of the first day of hospitalization, magnetic reso-
nance (MR) was carried out and showed no abnormality
except a deep posterior cervical adenopathy 3x1.5 cm in
size. Cerebrospinal Fluid (CSF) analyses revealed WBC
30/mm3: lymphocyte, glucose 42 mg/dl, protein 89.7 mg/
dl. No bacteria were seen in the CSF smear and the cul-
tures were negative. Electroencephalogram showed a
diffuse slow wave abnormality. At the end of second day
steroid 1 mg/kg dose IV then 1.5 mg/kg /day and acyclo-
vir 10 mg/kg every 8 hours were started because of the
deteroration in her clinical condition. She was afebrile
and conscious during the first day of therapy.

Two days later, the existing lymphadenopathy from
the right posterior cervical region was surgically removed.
Pathology revealed a specific diagnosis of KF disease
(Figure 1, 2).

Because CSF PCR for EBV and HSV were negative,
acyclovir therapy was stopped. Steroid therapy tapered
gradually within 2 weeks. After discharge she remained
well. During follow up CBC, AST ALT and LDH returned
normal to level.

Discussion

KFD a self limited benign disease, identified first time
in 1972 in Japan, is especially seen in eastern Asian
countries in young women but rare in children.

The cause of the disease is unknown however, sev-
eral infectious agents have been implicated, and it is
thought that immune cells that give react as a hyper
immune response (3).

Lymphadenopathy with isolated location is seen in
83% of the cases, however posterior cervical location
occurs in about 65-70% of the cases (4). In our case,
isolated lymphadenopathy was detected in the right pos-
terior cervical region with MR, which was ordered for the
evaluation of aseptic meningitis.

Neurological involvement is rare, but cerebellar ataxia,
aseptic meningitis and encephalitis were reported as
isolated cases. Nakamura et al. reported only two aseptic
meningitis cases out of 69 patients (5). The mechanism

of aseptic meningitis with KFD remains unclear. In asep-
tic meningitis cases headache was the prominent finding,
but Kerning and Brudgenski signs were not reported. In
our case, only severe headache and blurring of concious-
ness was present without positive Kernig and Brudgenski
signs (6).

Our case is from Bangladesh where the disease is
common. This situation was kept in mind during evalua-
tion of persistent or unknown origin of fever. However no
Kikuchi Fujimoto disease presented in two reports relat-
ed to persistent fever from Turkey (7,8).

In the Kikuchi syndrome, corticosteroid therapy was
only proposed in severe extranodal or generalized cases,
i.e. ANA positive lupus like syndrome, hepatic involve-
ment. Further, Jang et al. prescribed steroids in less
severe cases, if the fever persists more than two weeks (9).

A 14 year old Turkish patient with lymphadenopathy
without fever and a child mimicking lymphoma were
reported previously (10,11).
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The importance of our case is that it is the first report
from Turkey in an Asian child, with no prominent patho-
logical lymphadenopathy at physical exam, and who
showed aseptic meningitis with good response to short
term low dose steroid therapy.

Our case pointed out the benefit of the communica-
tion technology to the clinicians. When we enter our
preliminary data to a search site as “female, Bangladesh,
fever, leucopenia” the key word KFD appeared.

Finally it is well known that every geographical region
has specific diseases. However, in a globalizing world,
this hypothesis seems to diminish, as shown in our case.
So it is worth to obtain the travelling history of the foreign
patients.

Consent

Written informed consent was obtained from the
patient’s father for publication of this case report and any
accompanying images.

References

1. Park HS, Sung MJ, Park SE, et al. Kikuchi-Fujimoto Disease of
16 children in a single center of Korea. Pediatr Allergy Immunol
2007; 18: 174-8.

10.

11.

Kampitak T. Fatal Kikuchi-Fujimoto Disease associated with
SLE and haemophagocytic syndrome: A case report. Clin
Rheumato 2008; 27: 1073-5.

Bosch X, Guilabert A, Miguel R, Campo E. Enigmatic Kikuchi-
Fujimoto Disease: A comprehensive review. Am J Clin Pathol
2004; 122: 141-52.

Lin HC, Su CY, Huang SC. Kikuchi’s disease in Asian Children.
Pediatrics 2005; 115: 92-6.

Nakamura |. Medical study of 69 cases diagnosed as Kikuchis
disease. Kansenshogaku Zasshi 2009; 83: 363-8.

Sato Y, Kuno H, Oizumu K. Histiocytic necrotizing lymphadeni-
tis with aseptic meningitis. J Neurol Sci 1999; 163: 187-91.
Cogulu O, Koturoglu G, Kurugdl Z, Ozkinay F, Vardar F, Ozkinay
C. Evaluation of 80 children with prolonged fever. Pediatr Int
20083; 45: 564-9.

Ciftci E, Ince E, Dogru U. Pyrexia of unkown origin in children:
a review of 102 patients from Turkey. Ann Trop Paediatr 2003;
23: 259-63.

Jang YJ, Park KH, Seok HJ. Management of Kikuchi’s disease
using glucocorticoid. J Laryngol Otol 2000; 114: 709-11.

Emir S, Gogus S, Guler E, Buyukpamukcu M. Kikuchi Fujimoto
disease confused with lymphoma in a child. Med Pediatr Oncol
2001; 37: 546-8.

Kantar M, Kadioglu B, Hekimgil M et al. Cocuklarda lenfade-
nopati ayirici tanisinda seyrek goérilen bir durum: Kikuchi-
Fujimoto hastaligi. Cocuk Sagligi ve Hastaliklari Dergisi 2008;
51: 153-7.





