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Kikuchi-Fujimoto’s Disease with Adult Onset Still’s Disease

Eun-Jin Kang, M.D., Sang Tae Choi, M.D., Sang-Won Lee, M.D., Sang Youn Jung, M.D.,
Myoung Kyun Son, M.D., Kwang-Hoon Lee, M.D., Woo Ick Yang, M.D.*,
Yong Beom Park, M.D., Soo-Kon Lee, M.D.

Division of Rheumatology, Department of Internal Medicine, Department of Pathology?,
Yonsei University College of Medicine, Seoul, Korea

Kikuchi-Fujimoto’s disease (KFD), or histiocytic necrotizing lymphadenitis, is a rare benign and
self-limiting disease. KFD are confused with systemic autoimmune disease as they present with
localized lymphadenopathy, fever, fatigue, arthritis, leukopenia. Furthermore as KFD can occur
associated with other autoimmune disease, we need to diagnose carefully. Here, we describe
a case of 27-year-old female patient, diagnosed as KFD, who subsequently developed adult

onset Still's disesase (AOSD). As far as we know, this is the first case of KFD with AOSD in
Korea.
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Fig. 2. Lymph node biopsy shows necrotizing lesion
composed of various histiocytes, plasmacytoid
monocytes and lymphoid cells with karyor-
rhectic nuclear debris (H&E, original magni-
fication %200).
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Fig. 3. Changes of liver function tests and serum ferritin

level during the course of treatment. LDH: lactate
dehydrogenase, AST: aspartate aminotransferase,
ALT: alanine aminotransferase.
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Table 1. Cases of Kikuchi-Fujimoto’s disease (KFD) with adult onset Still’s disease (AOSD)

Reference Sex/age Diagnosis of AOSD Lymphadenopathy =~ Treatment Prognosis
Ohta et al (7) M/41  Arthralgia, fever, rash, sore throat, Cervical, axillary NSAID Improved
abnormal LFT, splenomegaly inguinal prednisolone
(50 mg/day)
M/19 Arthralgia, fever, leukocytosis, Cervical NSAID Improved
abnormal LFT, hepatosplenomegaly prednisolone
F/14  Arthralgia, fever, rash, leukocytosis, Cervical Prednisolone Improved
sore throat, hepatomegaly (30 mg/day)
Lyberatos et al (14) M/18 Arthralgia, fever, rash, leukocytosis, Generalized Prednisolone Improved
abnormal LFT, hepatosplenomegay
F/47  Arthralgia, fever, rash, sore throat Cervical, axillary Aspirin Improved
Cousin et al (15) M/32  Arthralgia, fever, rash, leukocytosis, Cervical, axillary Prednisolone Improved
ANA(—), RF(—) inguinal (60 mg/day)
Our patient F/27  Arthralgia, fever, rash, leukocytosis, Cervical Prednisolone Improved
sore throat, abnormal LFT, ANA(+) (60 mg/day)
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W olslel Kikuchigoll 4 Uehbe vlede] opguvt g4 &4 B ol LDH, AST, ALTS 43t
£ 30 olge mAPYE Hgor (13, nd A WIS AU 3. A% F oY F A
Busodnt AT $UA wbEek TR, 2% o4 §%F el o] = (prednisolone 5 mg/)St M EE A
A%E ol BAES HAL AALIAE 80%  OlE 10 myFE Zgatglev], Al kg w A
ool TFTEH o]FE WMUT FAF, WF A AFWLFEE AAtE 24 BAAA o
A 3%, 10000 ngimL o] 4] femitin 5ol Fuks]  uh, G FFEE FSuAdel A FHLAL
of Kikuchiol $4H8 41y ~eMom Aukelgl  Rw Aol gzte] ARYS w0 FF
oh gl b, FFA FSIAA G4 24 AAFWFFAL AYPgel diF FH o)
Hol AAFUFFLLY Bk H5AS Ao "as
U PRk A, R Fu, g Sel
dgergel WAMA ehotn, AYAFeNAE e o
47 P4F Aot W8T 343 249 Hyn
YADNA A, Fsm AN BF S LA B AAES dedw AN YT FUE T2
Hol AAFWTF L AYINEE BEAAL Fol  WAske] Kikuchidol FuHd 4y 2dyow A

(X
]
(%
o ofk
X
T
-l
_c‘)L
s

}29
=

)
pus A=Y
H FHlE Adste] £



— it Fube] 2834 A 154

I
rak

tng

1) Kikuchi M. Lymphadenitis showing focal reticulum
cell hyperplasia with nuclear debris and phagocytosis.
Acta Hematol Jpn 1972;35:379-80.

2) Charalabopoulos K, Papalimneou V, Charalabopoulos
A, Chaidos A, Bai M, Bourantas K, et al. Kikuchi-
Fujimoto disease in Greece. A study of four cases and
review of the literature. In Vivo 2002;16:311-6.

3) Kucukardali Y, Solmazgul E, Kunter E, Oncul O,
Yildirim S, Kaplan M. Kikuchi-Fujimoto disease:
analysis of 244 cases. Clin Rheumatol 2007;26:50-4.

4) Santana A, Lessa B, Galrao L, Lima I, Santiago M.
Kikuchi-Fujimoto’s disease associated with systemic
lupus erythematosus: case report and review of the
literature. Clin Rheumatol 2005;24:60-3.

5) Wilkinson CE, Nichol F. Kikuchi-Fujimoto disease
associated with polymyositis. Rheumatology (Oxford)
2000;39:1302-4.

6) Pallet N, Aaron L, Larousserie F, Therby A, Dupont
B, Viard JP. Kikuchi-Fujimoto disease associated with
mixed connective tissue disease. Scand J Rheumatol
2004;33:434-6.

7) Ohta A, Matsumoto Y, Ohta T, Kaneoka H, Yama-
guchi M. Still’s disease associated with necrotizing

Al 1% 2008 —

lymphadenitis (Kikuchi’s disease): report of 3 cases.
J Rheumatol 1988;15:981-3.

8) A7, B, whEed, A5, AA], H R A4
A EnkA FF 2 3hAtol| A At Kikuchi- Fujimoto
disease. tHeh@}t3] ] 2006; 70: 107-10.

9) Yamaguchi M, Ohta A, Tsunematsu T, Kasukawa R,
Mizushima Y, Kashiwagi H, et al. Preliminary criteria
for classification of adult Still’s disease. J] Rheumatol
1992;19:424-30.

10) #7485, o]A3l, o] 33k, Ak, A4, The clinic-
opathologic analysis of Kikuchi’s lymphadenitis. tHg}t
2| g3 2] 2004; 38: 289-94.

11) Ohta A. Letter (reply to Lyberatos C.). J Rheumatol
1990;17:569.

12) Jeon YK, Paik JH, Park SS, Park OS, Kim YA, Kim
JE, et al. Spectrum of lymph node pathology in adult
onset Still’s disease; analysis of 12 patients with
onefollow up biopsy. J Clin Pathol 2004;57:1052-6.

13) Dorfman RF, Berry GJ. Kikuchi’s histiocytic necro-
tizing lymphadenitis: an analysis of 108 cases with
emphasis on differential diagnosis. Semin Diagn
Pathol 1988;5:329-45.

14) Lyberatos C. Two more cases of Still’s disease and
Kikuchi’s. J Rheumatol 1990;17:568-9.

15) Cousin F, Grezard P, Roth B, Balme B, Gregoire-
Bardel M, Perrot H. Kikuchi disease associated with
Still disease. Int J Dermatol 1999;38:464-7.



