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Hemofagositik Sendrom Sebebi Olarak Bruselloz

Brucellosis as a Cause of Hemophagocytic Syndrome
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ABSTRACT

Hemophagocytic lymphohistiocytosis (HLH) is a rare syndrome of excessive inflammation and tis-
sue destruction due to abnormal immune activation and inflammation. HLH can occur primarily due
to genetic etiology, or secondarily associated with malignancies, autoimmmune diseases or infections.
There are a number of reports that revealed the relationship of hemophagocytosis with brucellosis.
In this report, we described a brucellosis-related HLH case. A 73-year-old male who work as farmer
was admitted to our hospital with the complaints of fever continuing for 10 days, loss of appetite and
back pain. Physical examination revealed right upper quadrant tenderness and hepatomegaly. Since
the patient exhibited five of the diagnostic criteria for HLH (fever, hepatosplenomegaly, bicytopenia,
hypertriglyceridemia and high ferritin level), he was diagnosed as secondary HLH. PCR, microscopic
agglutination and indirect fluorescent antibody tests gave negative results for the diagnosis of Crimean-
Congo hemorrhagic fever, leptospirosis and Q fever, respectively. On the other hand, Rose Bengal test
for brucellosis was positive, while standard tube agglutination test (STA) was negative. The patient’s
serum yielded a very high positive (1/1280) result when Coombs’ test was performed in terms of the
possibility of blocking antibodies or prozone phenomenon. Additionally, B.melitensis was isolated from
his blood culture on the sixth day. The patient was treated with doxycycline and rifampicin, and on the
10" day of antibiotic therapy the patient was discharged and recommended to complete his treatment
up to 6 weeks. In conclusion, in patients with secondary HLH symptoms especially in the endemic areas,
brucellosis should be considered as a predisposing infection.
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Sayin Editor,

Hemofagositik lenfohistiositoz (HLH), anormal immiin aktivasyon ve asir inflamas-
yonun doku hasarina neden oldugu nadir bir sendromdur. HLH, genetik etiyolojiye
bagl primer veya malignite, otoimmiin hastaliklar veya enfeksiyonlara bagl sekonder
olarak ortaya cikabilir'. HLH tani kriterleri; yiiksek ates, hepatosplenomegali, sitopeni
(2 hiicre tipinde), ferritin yiiksekligi (> 500 ng/dL), trigliserid yUksekligi (> 265 mg/dL)
veya hipofibrinojemi (< 150 mg/dL), NK hiicre aktivitesinin azalmasi ya da yoklugu,
CD25 yiiksekligi (normal laboratuvar degerine gore +2 SD olmasi) ve hemofagositozun
kemik iligi, dalak, lenf nodu veya karacigerde gosterilmesidir. Tani koymak icin bu sekiz
kriterden besi yeterlidir?3. Diinyanin en yaygin zoonozlarindan biri olan bruselloz ise
cok cesitli komplikasyonlarla karsimiza cikabilmektedir. Bruselloz ile hemofagositozun
iliskisini gosteren calismalar mevcuttur®S. Bu raporda, hemofagositik sendrom sebebi
olarak tanimlanan bir bruselloz olgusu sunulmustur.

Ciftcilikle ugrasan 73 yasinda erkek hasta 10 giindiir devam eden ates, istahsizlik ve
bel agnisi sikayetleri ile poliklinigimize bagvurmustur. Fizik muayenede sag Ust kadranda
hassasiyet ve hepatosplenomegali izlenmistir. Laboratuvar tetkiklerinde; hemoglobin:
10.3 g/dL, trombosit (PLT): 55.103/uL, beyaz kiire: 3.300/uL (nétrofil: 980), kan (ire
azotu: 24 mg/dL, kreatin: 1.4 mg/dL, AST: 224 U/L, ALT: 133 U/L, total bilirubin: 3.9
mg/dL, direkt bilirubin: 3.3 mg/dL, GGT: 1133 U/L, trigliserid: 346 mg/dL, kreatin
kinaz: 273 1U/L, CRP: 39 mg/dL, sedimentasyon: 16 mm/h, ferritin: 1056 ng/mL olarak
saptanmistir. Olguda HLH tani kriterlerinden besi (ates, hepatosplenomegali, bisitopeni,
hipertrigliseridemi ve ferritin yiiksekligi) mevcut oldugundan sekonder HLH dustntl-
miistlir>3. Hastaya, risk faktériiniin varigi ve laboratuvar bulgulari nedeniyle leptospiroz
on tanisi ile seftriakson baslanmistir. Tedaviye ragmen atesinin devam etmesi lizerine
bakilan transozefageal ekokardiografide vejetasyon lehine bulgu saptanmamustir. Hasta
serumunda, Kinm Kongo kanamali atesi stiphesi icin uygulanan PCR testi, leptospiroz
icin mikroskobik aglutinasyon testi ve Q atesi icin indirekt floresan antikor testi negatif
sonug vermistir. Bruselloz icin uygulanan Rose Bengal (RB) testinin pozitif olmasi lize-
rine standart tlp aglitinasyon testi (STA) calisiimis ancak negatif bulunmustur. Blokan
antikor veya prezon fenomeni varligi diistiniilerek Brucella Coombs testi calisildiginda ise
1/1280 titrede pozitif sonug alinmistir. Bunun tzerine hastanin tedavisi doksisiklin 2x100
mg/giin/po + rifampisin 600 mg/giin/po olarak diizenlenmistir®. Yapilan kan kiiltiriinde
6. glinde B.melitensis Uremesi olmus; hastanin bel agrisi nedeniyle cekilen sakroiliak ve
lomber MR sonuclarinda bir patolojiye rastanmamistir. Tedavinin 10. giintinde labora-
tuvar bulgular ve klinigi diizelen hasta, tedavisi 6 haftaya tamamlanmak tizere 6nerilerle
taburcu edilmistir.

Hemofagositik lenfohistiositoz, 6zellikle viral, nadiren de olsa bakteriyel enfeksiyon-
lara (bruselloz, gram-negatif bakteri enfeksiyonlari, tiberkiiloz gibi) bagli olarak ortaya
cikabilir’”. Brucella tiirlerinin izolasyon orani kan kiiltiirinde dusiiktiir ve bu nedenle
laboratuvar tanisi cogunlukla serolojik ve molekiiler testlere dayanmaktadir®. Brusellozun
serolojik tanisi rutin olarak, RB testi ile tarama ve STA testi ile antikor titresinin saptan-
masina dayanir; ancak STA ile yalanci negatif sonuclarin alinabilmesi nedeniyle Coombs
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testi ile dogrulamanin yapiimasi gereklidir®®. Bizim olgumuzda da, STA ile negatiflik
saptanmasina ragmen Coombs testinin uygulanmasiyla yiiksek titrede (1/1280) pozitif
sonu¢ alinmis ve bakteri kan kiltiriinde Uretilmistir. Sonuc olarak, 6zellikle endemik
bdlgelerde, sekonder HLH bulgular saptanan olgularda brusellozun da dikkate alinmasi
gerektigi distinulmdastar.
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