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IMEPBUYHO-XPOHNYECKUI OCTEOMUEAUT YEAIOCTU Y AETEU: OTIMCAHUE
ABYX KAMHNYECKUNX CAYYAEB
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1 OtaeseHme 4eAI0CTHO-AULIEBOI xupypruu, Poccuiickas geTckas KAMHMYeCKas 0oapHnnia, Mocksa, Poccurickast Degepanus
Kadeapa geaiocTHO-AMII€BOI XUPYPIUU M XUPYPIUIeCKOi ctomaroaoruu, Poccniickuil yHusepcuter Apy>k0s1 Hapoaos uM. Ilarpuca Aymym6s1, Mocksa,
Poccniickas Qeaepanms

MNepBUYHO-XxpoHU4eckuit octeomuenut (MX0) — aTo pearoe 3abonesaHwe, Bbi3blBaKOLLEE TPYAHOCTU NPU AMArHOCTUKe. B nepsyto ouepeap, 6one3Hb
nopakaet AeTeil B Bo3pacTe oT 6 A0 17 neT. OHa MOMKET BO3HUKATb B Pa3/IMUHbIX KOCTAX, BK/IKOUAA HUMKHIO YentocTb. CNoxKHOCTb AnddepeHumaLmm
MXO oT uHdpeKumni, onyxonein, MeTabonnIeckux HapyLweHNi N APYrux BOCMANUTEIbHBIX COCTOAHUI NPUBOAUT K OLUIMBOYHBIM AMarHo3am, a Takke
HEeNpaBUbHbIM CTPATErMAM IEYEHUA U PeLUanBaM. B HacTosee Bpems He CYLLLECTBYET CTaHAAPTU3UPOBaAHHOW cxeMbl neyeHus MXO, npu aTom 6onb-
LUMHCTBO METOZ0B JIeYEHMA HAYMHAETCA C HECTEPOMAHBIX NPOTMBOBOCMANUTENbHBIX NpenapaTtos (HMBIM), HanpaBieHHbIX Ha 0baeryeHne CUMNTOMOB.
TaKKe UCNoNb3YHTCA Apyrue BapuaHTbl IEYEHMSA, TaKUE KaK KOPTUKOCTEPOUAbI, METOTpeKcaT, BuchocdoHaTbl U MHTMBUTOPBI PpaKTopa HeKpo3a ony-
xonu TNF-a.. MOHOK/IOHa IbHblE aHTUTENa, TaK1e Kak AeHocymab, NoKasbiBaloT MHoroobeLuatoLyto 3¢pdeKTMBHOCTb, BO3AeicTBYA Ha cuctemy RANKL-
RANK, nosaBnss akTMBHOCTb OCTEOK/NACTOB M YMEHbLUAA BOCNANUTENbHYIO PE30p6LIMI0 KOCTH.

Matepuan u meTogpbl: B OTAENEHWUN YENOCTHO-TULEBOW XMPYPruv POCCUItCKOM AETCKOW KAMHWMYecKoW B0bHULIbI POCCUIACKOTO HaLIMOHAbHOTO UC-
CNepoBaTeNbCKOro MeAULIMHCKOIO yHuBepcuteTa M. H.U. Muporosa, ¢ 2015 no 2023 rr. neyeHne NXO npownwu 45 pgeteir. U3 Hux 17 petei nonyumnm
KOMOWHMPOBaHHYIO Tepanuio, BK/IKOYABLLYIO Pe3eKLMIO C yaaneHeM BCeil rpaHyemMaTo3HOM TKaHWU U BBeAeHMEM B NOC/€oNepaLMoHHOM Nepuoae
npenaparta geHocymab. M3 3Tux 17 naumeHTOB AN AaHHOW cTaTby Bbln 0To6paHbl 0AMH ManbuuK (15 neT) M ogHa AeBouKa (6 N1ET) € pasHbIMM aHTPO-
NOMETPUYECKMMMU MOKA3aTENAMUN U PELMANBUPYIOLLUM TedeHem 3abosieBaHmA.

Pe3ynbTatbl: 1e4eHne, UCNOIb30BAHHOE B 3TUX ABYX KIMHUYECKUX CNy4asX, 3GEKTUBHO YBENMUMAO NNOTHOCTb NOPAXKEHHOM 0b6nacTv. Tem He MeHee,
B TeX CNy4asXx, KOrAa Mesikue KUCTO3HbIE 31eMeHTbI He 6bl/IM NOMHOCTbIO YAAIEHbI, U CAHALMA FPaHY/IMPOBaHHbIX TKaHel bblna Hef0CTaTOUHOW, BO3HU-
Kan peuuams, YTO NPUBOAMIO K HEOBXOAMMOCTM LONONHUTENBHOTO XMPYPrUYECKOro BMeLLaTenbCTBa. [IpUMeHeHVE B NOCNeoNepaLoHHOM Nepuoae
aeHocymaba u nbaHapoHaTa cnocobCcTBOBaIO NOAAEPKAHMIO peMuccum 3abonesaHus.

3aKnoyeHune: KpaiiHe BaKHO YCTaHOBWUTb COOTBETCTBYIOLLYIO O3MPOBKY, MPOAOMKUTENBHOCTb IEYEHUSA U YACTOTY NPMEMA NPENapaTos, 4Tobbl obe-
CMeYnTb ONTUMA/IbHbIE PE3Y/IbTaTbl U CMATYUTH NOTEHLMA/IbHbBIE NOC/IEONePaALIMOHHbIE OCNOKHEHMA, 0ObIYHO CBA3AHHBIE C NPUMEHEHUEM Ha3HaAYeH-
HbIX NpenapaTtos.

KnioueBble cnoBa: nepsuyHbIli xpoHuyeckuli ocmeomuenum, pedkue 3abose8aHus, aymosocnanumesbHele 3a60n1e8aHus Kocmell, deHocymao,
aHmMupesopbmusHoe neyeHue, buchochoHamel, KAuHuYecKul cayyali.
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Primary chronic osteomyelitis (PCO) is a rare condition that presents significant diagnostic challenges. It primarily affects children aged 6 to 17 years
and can involve various bones, including the mandible. The difficulty in differentiating PCO from infections, tumors, metabolic disorders, and other
inflammatory conditions often leads to misdiagnosis, incorrect treatment strategies, and relapses. Currently, there is no standardized treatment
protocol for PCO. Most treatment approaches begin with nonsteroidal anti-inflammatory drugs (NSAIDs) aimed at symptom relief. Other treatment
options include corticosteroids, methotrexate, bisphosphonates, and tumor necrosis factor-alpha (TNF-a) inhibitors. Monoclonal antibodies, such
as denosumab, have demonstrated promising efficacy by targeting the RANKL-RANK system, thereby suppressing osteoclast activity and reducing
inflammatory bone resorption.

Methods: Between 2015 and 2023, forty-five children were treated for PCO at the Department of Oral and Maxillofacial Surgery, Russian Childrens’
Clinical Hospital, affiliated with the Pirogov Russian National Research Medical University. Of these, 17 children received combination therapy involving
resection with removal of all granulomatous tissue, followed by postoperative administration of denosumab. From this group, two patients —a 15-year-
old boy and a 6-year-old girl — were selected for this article due to their differing anthropometric characteristics and recurrent disease course.
Results: The treatment applied in these two clinical cases effectively increased the density of the affected bone area. However, if small cystic elements
were not fully removed and debridement of granulated tissues was insufficient, relapse occurred, necessitating further surgical intervention.
Postoperative use of denosumab and ibandronate contributed to maintaining disease remission.
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Conclusion: It is crucial to determine the appropriate dosage, treatment duration, and drug administration frequency to achieve optimal outcomes and
mitigate potential postoperative complications typically associated with the prescribed medications.
Keywords: Primary chronic osteomyelitis, rare diseases, autoinflammatory bone diseases, denosumab, antiresorptive therapy, bisphosphonates, case

report.
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BBEAEHMUE

MepBuyHO-XpoHUYeckuit octeommenut (MXO0) — pearoe Boc-
nanuTtesbHoe 3abosneBaHue HewsBecTHOM aTvonoruu. B 1980 rogy
B. Bjorksten u ero coaBTOpbl BBE/IM TEPMUH KXPOHUYECKUI HebaK-
TEPUabHbIA OCTEOMMENUT», YTODbI OMUCaTb KAMHUYECKUI Cyydald,
XapaKTepU3YOLWMINCA NOCTOAHHBIM CTEPUIbHBIM BOCMANIEHUEM KO-
cTeit [1]. Kak v gpyrve ayToMmmyHHble 60/1€3HM, 3TO PAcCTPOICTBO
COMPOBOMAAETCA CMIOHTAHHOM aKTUBALMEN BPOXKAEHHOMO UMMYHUTE-
Ta, NPUBOAALLEN K BOCManeHuto KocTel [2, 3]. 3To noaTeepaaeTca
NOBTOPAIOLWMMUCA NepUofamn pemmuccum U oboCcTpeHus, KoTopble
COMPOBOMKAAOTCA BO/bIO M NNXOPAAKON MPU CTEPUIBHOM yXO4e 3a
NOPaXEHHbIMM Y4aCcTKaMK, 3 TaKKe OTCYTCTBUEM PeaKLyu Ha aHTU-
61oTHKM [4].

MXO cnepyeT nogo3peBaTb NPU OTCYTCTBMU ABHbIX MPU3HAKOB
KOCTHOW MHQEKLMM, TaKMX KaK THOM, CBULLM UK CEKBECTPBbI. ITO yC-
NOXHAET AMArHOCTMKY, 4acTo TPebya UCKAIOUEHUA APYTMX KOCTHbIX
3aboneBaHuUiA, UCNONb3yA peHTreHorpaduio 1, Npu HeobxoaMmocTy,
6uoncumio [5]. Ha ocHoBaHuM npoBefgHHbIX uccnenosaHui HMBM
MPU3HaHbl MeAMKaMeHTaMK MepBOWA AWMHUK, AEMOHCTPUPYIOWUMU
3¢ deKT B CHUMEHUM 60U U MHAYKUMKU pemuccum y 43-83% nauueH-
108 [6, 7]. KopTMKOCTEpOUMALI HA3HAYAIOTCA B KAUECTBE BTOPOW JIMHUM
neyeHus Toraa, Korga HIBI He gatoT pe3ynsTaTos, a Takke Npu peuu-
[AMBaX WU TAXKENOM TeYeHWUM 3abonesaHns [8].

MHPAMKCMMAb M 3TaHepuenT, ABASIOWMECA WMHIMBUTOpamu
TNF-a, ynomuHaloTcA B auTepaType ONA NEeYEeHWUs peuuanBupyto-
wero MXO, Hapagy ¢ meToTpeKcatom [9]. BuchocdoHaTbl, Takme Kak
NammuApOHaT, aNeHAPOHaT U MbaHAPOHAT, [oKa3anu CBOW 3pdek-
TUBHOCTb He TO/IbKO KaK GoneyTonatolme CpescTBa, HO U B IeUeHUH
KOCTHbIX nopaskeHuii [10, 11]. YuntbiBas LeHTpanbHyto ponb RANK u
ero nanraHga RANKL B natodusmnonorum MNXO, ans ero neyeHuns cran
NpUMeHATbCA AeHocymab [12]. leHocymab, npeacTaBastowmii coboi
MOHOK/NOHaNnbHoe aHTMTeNno npots RANKL, MHIMBUPYET aKTMBaLMIO
3TOr0 MraHAa Ha MOBEPXHOCTU OCTEOK/IACTOB, YTO, B CBOO ouyepeab,
BAuseT Ha peuenTtop RANK. MpensaTctays B3aumogeictanto RANKL u
RANK, peHocymab cHuskaeT anddepeHUumMpoBKy, GyHKLMOHANbHYIO
aKTUBHOCTb U BbIXKMBAEMOCTb OCTEOK/IACTOB, YTO, B KOHEYHOM UTOrE,
yMeHbLIAeT pe3opbumto KocTu [13].

MATEPUAN U METOADbI

B oTmeneHuMn YentocTHoO-ULEBOM xupyprum Poccuitckon aet-
CKOW KAMHMYecKon 6onbHuLbl (PAKB) Poccuitckoro HaumoHanbHOro
MCCNeaoBaTeNbCKOro MeAMUMHCKOro yHuBepcuteta um. H.M. Muporo-
Ba ¢ 2015 no 2023 rr. cTauMoHapHo neunnuce 45 geten ¢ NXO. Ana
[aHHOM cTaTbk BblAM 0TOOPaHbI ManbyMK 15 neT u aeBoYKa 6 neT ¢
Pa3HbIMKW AaHTPOMOMETPUYECKMMMU MOKA3aTENAMM U YNOPHO peunam-
BUPYHOLLMM TEYEHUEM.

3aKoHHble NpeacTaBuTeNn 060MX NaUMeHTOB (poauTenu) aanm
NMUCbMEHHOE COracMe Ha NPUMEHeHMe npenapata U UHPOPMMUPO-

INTRODUCTION

Primary chronic osteomyelitis (PCO) is a rare inflammatory
disease of unknown etiology. In 1980, B. Bjorksten and colleagues
introduced the term “chronic nonbacterial osteomyelitis” to de-
scribe a clinical condition characterized by persistent sterile in-
flammation of the bones [1]. Like other autoimmune diseases,
this disorder involves the spontaneous activation of the innate
immune system, resulting in bone inflammation [2, 3]. It is evi-
denced by recurring periods of remission and exacerbation, ac-
companied by pain and fever, sterile management of the affected
areas, and a lack of response to antibiotics [4].

PCO should be suspected in the absence of clear signs of
bone infection, such as pus, fistulas, or sequestra, which can com-
plicate diagnosis and often require the exclusion of other bone
diseases using radiography and, if necessary, biopsy [5]. Based
on conducted studies, NSAIDs are recognized as first-line drugs,
demonstrating effectiveness in reducing pain and inducing remis-
sion in 43-83% of patients [6, 7]. Corticosteroids are prescribed
as second-line therapy when NSAIDs are ineffective or in cases of
relapse or severe disease progression [8].

Infliximab and etanercept, which are TNF-a inhibitors, are
mentioned in the literature for treating recurrent PCO, alongside
methotrexate [9]. Bisphosphonates such as pamidronate, alen-
dronate, and ibandronate have proven effective not only as an-
algesics but also in treating bone lesions [10, 11]. Given the cen-
tral role of RANK and its ligand, RANKL, in the pathophysiology
of PCO, denosumab has emerged as a potential treatment option
[12]. Denosumab, a monoclonal antibody targeting RANKL, inhib-
its activation of this ligand on the surface of osteoclasts, thereby
affecting the RANK receptor. By blocking the RANKL-RANK inter-
action, denosumab reduces osteoclast differentiation, functional
activity, and survival, ultimately decreasing bone resorption [13].

METHODS

Between 2015 and 2023, forty-five children were treated
for PCO at the Department of Oral and Makxillofacial Surgery, Rus-
sian Childrens’ Clinical Hospital (RCCH), affiliated with the Pirogov
Russian National Research Medical University. From this group,
two patients — a 15-year-old boy and a 6-year-old girl — were se-
lected for this article due to their differing anthropometric char-
acteristics and recurrent disease course.

The legal representatives of both patients (parents) gave
written consent for the use of the drug and informed consent for
the processing of their children's personal data for this article.

Case report 1

A six-year-old girl presented in June 2022 when she devel-
oped pain and swelling on her left cheek, followed by similar
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BaHHOE cornacve Ha 06paboTKy NepcoHasbHbIX AaHHbIX CBOMX AeTel
[/ JaHHOW CTaTbK.

KnuHunyeckuit cayvaim 1

LLlectTuneTHAn AeBOYKa OKaszanacb 60nbHOM ¢ uioHa 2022 roaa,
Korga y Heé nosasuance 60am M OTEKM HA JIEBOM LLEKe, a 3aTEM M HA
NpPaBoM, 4To BbIIO CBA3AHO C NPOPE3bIBaHNEM LUECTOTO 3yba BepXHei
yentocTu. Mpu ocMoTpe B NOPaXKEHHOM 30HE OblN OTMEYEH OTEK Aec-
Hbl. B CBA3M C 3TUM, B TOM e mecsALle Oblna NPOBeAEHa a3epHasn Te-
panua B 6nKaiWen CTOMaToNOTMYECKOW KIMHUKE.

Mo3xe, B Aekabpe 2022 roda, NaLMEHTKA Hayana *KanoBaTbCA
Ha 60nb M OTEK B 061acTM 060MX MNa3. PeHTreHorpadua (opTonaHTo-
morpadus) He BbIABMIA NATONOMMYECKUX U3MEHEHWI B OPOUTaNbHOM
30HE KaK CNeBa, TaK U cnpaBa. Tem He MeHee, 6bi10 Ha3HAYeHo eye-
HMe aHTMBMOTUKOM NaHLed B f,O3UPOBKE 8 M OZMH Pas B AeHb.

B sHBape 2023 roga npous3owno 06ocTpeHne Ha NEBOM HUK-
Hem BeKe. Ha 0CHOBaHWMM KIMHMKO-PEHTIeHON0TMYECKOrO UCCNea0Ba-
HuA (KT), KoTopoe BbIABWUAO KUCTY pasmepom 1-3 mm, Bbin nocTasneH
[AMArHo3 XPOHMYECKUI NepuoCTUT NEBOW CKyNOBOM KocTw. Mo 3Toi
npuynHe bbiNa NPoBeaeHa onepaLus no yAaNEHNUIO KUCTbI.

C 30 aHBapa no 8 dpespana HabAOAANCA LIMKA YAYULIEHUA U pe-
LMAMBOB, 4TO NoTPeboBaNO NpoBeseHMA BUONCUK CKYNOBOW KOCTH C
0beunx CTopoH. MMcTonormyeckoe uccneaoBaHue He 0bHapyXMao na-
TONOMMK B UccneayeMon KocTu. [anee, 6b1n1 HasHayeH Kypc aHTMOaK-
TepuanbHoOW Tepanumn (KOHKPETHOe Ha3BaHWe M L03MPOBKA B MeAu-
LIMHCKOM AOKYMEHTaLMM He YKasaHbl), 1 6bl10 OTMEYEHO yayylleHue
CoCToAHNA pebEHKa.

CnycTa mecsy, y pebéHka BHOBb BO3HUKAM 60/1b M OTEK NPaBOro
HUMKHEro BEKa, a TaKKe MOABUIUCL OTEK M MOKpacHeHWe B obnactu
LUBOB Ha JIeBOM HMXKHEM Beke. Pogutensam pebEHKa pekomeHa0Ba-
NOCb rocnuMTanm3npoBaTb Ao4b B PAKB ropoaa MockBbl g1 AanbHei-
wero 0bcnenoBaHNs U NeYeHus.

B mapte 2023 roga AeBoYKa NOCTynNuAa B OTAENEHWE YentocT-
HO-INLLEBOW XMPYPIUM C }Kanobamu Ha rTHOMHbIE BbIAENEHMA U3 HOCa,
OTEK B 06/1aCTM NOC/NIE0NEPALLMOHHbIX LIBOB Ha IEBOM BEKE, OTEK B 00-
/1aCTM NPABOro BeKa, YacTbli THOWHbIV NEPUOAOHTUT CKYI0BOM KOCTH,
CUMHYCWT U CHUMKEHWE 3peHnsa (puc. 1).

Ha KT, KoTopas 6bina nposeseHa nNpu NOCTYNAEHWUU, BbisBNIEH
CKNepo3, M3MEHMBLUMIA KOHOUIYpaLLMIO NEBON CTOPOHbLI BEPXHEN Ye-
JOCTU M CKYNOBOW KOCTU. HepaBHOMEpPHOE YTOLLEHME HAAKOCTHULbI
(A0 3 MM) OTMeYanocb NPEUMYLLECTBEHHO MO NepeaHel NOBEPXHO-
CTU BEPXHEW YesI0CTU U TeNy CKyAbl (puc. 2).

Ha ocHOBe KAMHMYeCcKMX nokasaTesnein U AaHHbIX KT 6bina Bbl-
MONHEHA Pe3eKLMA MOPAXKEHHbIX 30H. B eé xoae Gbina nposegeHa

symptoms on the right cheek. These manifestations were initial-
ly associated with the eruption of the upper first molars. Upon
examination, gingival swelling was observed in the affected area.
Consequently, laser therapy was performed at a local dental clinic
that same month.

Later, in December 2022, the patient started complaining
of pain and swelling in the periorbital area. Radiographic exam-
ination (orthopantomography) revealed no pathological changes
in the orbital zones on either side. Nevertheless, the patient was
prescribed the antibiotic Pancef at a dosage of 8 mg once daily.

In January 2023, an exacerbation of the symptoms was seen
in the area of the left lower eyelid. Based on clinical and radio-
logical evaluation (CT scan), which revealed a cyst measuring
1-3 mm, the diagnosis of chronic periostitis of the left zygomatic
bone was made. As a result, surgical removal of the cyst was per-
formed.

From January 30 to February 8, a cycle of improvement was
taken over by another cycle of relapse, leading to the need for a
biopsy of the zygomatic bone on both sides. Histological examina-
tion found no pathological changes in the examined bone. Subse-
quently, a course of antibiotic therapy was prescribed (the specif-
ic medication and dosage were not documented in the medical
records), resulting in an improvement in the child’s condition.

One month later, the child again developed pain and swell-
ing of the right lower eyelid, along with swelling and redness at
the incision site of the left lower eyelid. The child’s parents were
advised to get her admitted to the RCCH in Moscow for further
examination and treatment.

In March 2023, the girl was admitted to the Department of
Oral and Maxillofacial Surgery with complaints of purulent nasal
discharge, swelling at the postoperative suture site on the left
eyelid, swelling of the right eyelid, frequent purulent periodon-
titis of the zygomatic bone, sinusitis, and impaired vision (Fig. 1).

A CT scan performed upon admission revealed sclerosis that
had altered the configuration of the left side of the maxilla and
zygomatic bone. Irregular periosteal thickening (up to 3 mm) was
primarily noted along the anterior surface of the maxilla and the
body of the zygoma (Fig. 2).

Based on clinical indicators and CT data, the affected areas
were resected. During the procedure, a biopsy was taken for sub-
sequent histological and bacteriological analysis of the excised
bone specimens. The results of the bacterial culture were nega-
tive, while histological analysis revealed small fragments of bone

Puc. 1 BHewHUuli 8U0 nayueHmKu npu nepsoli 2ocnumanusayuu: a —8uo 8 aHgac, b —eud e npouns (cnpasa), ¢ —eud 8 npogusns (cresa)

Fig. 1 External appearance of the patient at the time of initial hospitalization: a — frontal view, b — right lateral view, ¢ — left lateral view
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Puc. 2 a, b — NopaEHHbIe BEPXHEYENOCMHBIE U CKY/I08bIE KOCMU YMO/IWEHbI; C — CMPyKMypa 8biena0um HeodHopoOHo ynaomHéHHod, Hano-
MUHaroWel MHOXeCmaeHHbIe 04aau NAMOoso2u4ecKoli 0CMeoManAyUU PasHo20 pasmepa

Fig. 2 a, b — the affected maxilla and zygomatic bones are thickened; c — the structure appears heterogeneously densified, resembling multiple foci

of pathological osteomalacia of varying sizes

6uoncua Ana AanbHEMLEro rucTo/IorMYeckoro M bakTepuonormye-
CKOrO aHa/sIM3a MUCCEYEHHbIX KOCTHbIX 06pa3LoB. PesynbTaTbl HaKTe-
pWanbHOIO NOCeBa OKA3a/IMCb OTPULLATE/IbHBIMM, TOTAA KaK rMCTONIO-
TMYECKMI aHasM3 NOKasaa Hebosblume GParMeHTbl KOCTHOM TKaHW C
30HaMM OCTEOCK/IEPO3a U PEAKTUBHOTO OCTeoreHesa. B mexTpabe-
KyNAPHbIX MPOCTPAHCTBaX 0OHapyKMNacb Pobixaias BOJOKHUCTaA coe-
[OVHUTENIbHAA TKaHb C HeBOAbLLIOW MHOUABTPaUMEN NNAa3MaTUYECKUX
KNETOK 1 IMMOLMTOB, YTO NOATBEPANIO AMArHO3 MySbTUDOKANbHO-
ro OCTEOMMENNTA BEPXHEN YE/THOCTU U CKYJI0BOW KOCTU.

Mocne onepauyy NauLMEHTKE MPOBOAMNACL AHaNbreTMyecKas
Tepanus, BK/IKOYABLUAsA BHYTPMMbILLEYHOE BBEAEHWE METaMMU30/1a Ha-
Tpua B fo3vposke 10 mr/Kr maccol Tena Ao 0,5 Ma TpUKabl B AeHb
1 Tpamagona B A03MPOBKe 2 Mr/Kr maccbl Tena 4o 0,9 mn Tpuxapl B
[€eHb Ha NPOTAXKEHUM ABYX AHEN. [TOMUMO 3TOrO, BHYTPMBEHHO BBO-
AMNCA aHTUBMOTUK KnapyKTam B Ao3uposke 40 mr/kr, B cymme 1500
M, ABaXAbl B AEHb B TeYeHne 5 AHeN.

Yepes Heaento nocne onepauuy 66110 NpoBegeHo Y3 markmux
TKaHel BOKPYr NEBOV Ma3HWLbI, BbIABMBLUEE YTONLLEHME M OTEK C
TMNO3XOTeHHbIMM Y4acTKaMM HENpaBuAbHON GOPMbI BOKPYT CKyJIO-
BOWM KoCTW. MMoBepPXHOCTb KOCTM Oblsia HEPOBHOM, YTO NoTpeboBano
MPUHATUA PELLEHMA O XMPYPruYeckom ucceveHun pybLos. B anpene
2023 ropa poanTenn pebéHka 3aMeTUIN NOKPACHEHWE U OTEK BOKPYT
XMPYPruYeckoro pybua B NeBOM rasHULE, YTO NPUBENO K TPETbEN ro-
CMUTANMN3aLLMM B OTAENEHWE YENHOCTHO-/IULLEBON XMPYPTUN.

[Ins OUEHKM COCTOAHMA NOCNE0NEPALLMOHHON pPaHbl Bbino Npo-
BEAEHO OMepaTMBHOE BMELLATE/bCTBO, B XOA4E KOTOPOrO JI0KaaW30-
BaHHasA KOMMNPECCUs CKY/NIOBOM KOCTU Oblaia MCCeYEHa U OTMpPaB/eHa
Ha MopdONOrMYeckuii aHanms. narHo3 XpoOHUYECKOr0 OCTEOMUENNTA
CKY/I0BOM KOCTU OblN NOATBEPKAEH, U NALMEHTKe Bbl10 HAa3HAuYEHO
aHaNorMYyHoe NpeaplayLemy MeaMKaMeHTO3HOe iedeHue. MNaumeHT-
Ka bbln1a BbINMUCaHa B CTabUIBHOM COCTOAIHUM.

Hecmotpa Ha npuém Humecyamaa 50 mr n aMHkomuumHa 250
MTI, KOTOpble OblIM Ha3HaYeHbl BpaYaMu No MeCTy KWUTeNbCTBa A/1A
obneryeHns oTéka 1 601K, CUMNTOMbI B BEPXHEMN YENOCTM B NEPBYIO
nocieonepaLMoHHyto Heaento coxpaHaauce. K nioHio 2023 roga 6onb
N OTEK YBENINYUANC, YTO NMPUBENO K YETBEPTOM FOCNMTANN3ALLUM B OT-
[leNeHvie YentoCTHo-nLeBoM xupypriuv POKB.

Ha KT npu noctynneHun 6bian BbiBAEHbI MHOMOYMCAEHHbIE
YYaCTKM NaTONOTMYECKOW OCTEOMANIALMM B BEPXHEN YENOCTU C 0be-
WX CTOPOH M HeBO/bLIOE YTONLLEHWNE U HEOAHOPOAHAA YNAOTHEHHAA
CTPYKTYpa. MiImena mMecTo 3po3us KOPTUKA/IbHOTO C/10f Ha nepeaHen

tissue with areas of osteosclerosis and reactive osteogenesis.
Loose fibrous connective tissue with slight infiltration by plasma
cells and lymphocytes was found in the intertrabecular spaces,
confirming the diagnosis of multifocal osteomyelitis of the maxilla
and zygomatic bone.

Postoperatively, the patient received analgesic therapy, in-
cluding intramuscular administration of metamizole sodium at a
dosage of 10 mg/kg, up to 0.5 ml three times daily, and tramadol
at a dosage of 2 mg/kg body weight, up to 0.9 ml three times
daily, for two days. In addition, the antibiotic Klaruktam was ad-
ministered intravenously at a dosage of 40 mg/kg, totaling 1500
mg, twice daily for 5 days.

A week after surgery, an ultrasound examination of the
soft tissues surrounding the left orbit was performed, revealing
thickening and edema with irregularly shaped hypoechoic areas
adjacent to the zygomatic bone. The bone surface was uneven,
prompting surgical excision of the scar tissue. In April 2023, the
child’s parents noticed redness and swelling around the surgical
scar in the left orbital area, leading to the third hospitalization in
the maxillofacial surgery department.

To assess the condition of the postoperative wound, surgical
intervention was carried out, during which localized compression
of the zygomatic bone was excised and sent for morphological
analysis. The diagnosis of chronic osteomyelitis of the zygomatic
bone was confirmed, and the patient was prescribed the same
medication regimen as previously. The patient was discharged in
a stable condition.

Despite taking nimesulide 50 mg and lincomycin 250 mg,
which local physicians had prescribed to alleviate swelling and
pain, symptoms in the upper jaw persisted during the first post-
operative week. By June 2023, the pain and swelling had intensi-
fied, leading to the fourth hospitalization in the maxillofacial sur-
gery department of the RCCH.

CT imaging upon admission revealed multiple areas of
pathological osteomalacia in the upper jaw on both sides, along
with slight thickening and a heterogeneously densified structure.
There was erosion of the cortical layer on the anterior surface of
the maxilla, small fistulas, and significant inflammatory edema
of the soft tissues on the left side of the jaw. The masticatory
muscles were thickened and edematous. The maxillary sinuses
showed a reactive pattern of chronic polysinusitis, predominant-
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NOBEPXHOCTU BEPXHEN YEMHOCTU, MaleHbKME CBULLM U 3HAUUTENbHbI
BOCMAUTENbHbIV OTEK MATKMX TKAHEl C 1IeBOI CTOPOHBbI YentocTy. HKe-
BaTe/IbHbIE MbILULLbl BbIN YTOALLEHBI U OTEYHbI. B BEpXHEUYENHOCTHDBIX
nasyxax Hab/oaanach peakTUBHAA KapTUHA XPOHUYECKOTO MOJUCH-
HyCUTa, NPEUMYLLECTBEHHO C JIEBOW CTOPOHbI, XapaKTepu3ytoLancs
HaNMYMEM THOWHOFO MW TEMOPPArMYeckoro KOMMOHeHToB (puc. 3
a, b). BocnanuTtenbHbIi NPOLLECC 3aTparMBas HUKHME U YacTUYHO 60-
KOBble CTEHKM [1a3HuL, ¢ 6onee BbIpaKeHHbIM NOPAXKEHVEM NEBOW
CTOPOHBI. TaKkKe 6bln 0BHAPYKEH NEPUOCTUT BAONb HAPYMKHOMN/LLEY-
HOV MOBEPXHOCTU BETBU HUKHEN YENHOCTH, PACNpPOCTPAHUBLUMIACA Ha
anbBeONAPHbIN rpebeHb Yentoctn (puc. 3 ¢, d).

Ha ocHoBe KommnieKca KAMHWYECKUX U PEHTFEeHO0MMYECKUX
[aHHbIX 6blN0 PEeLleHO NPOBECTU ABYCTOPOHHIOK PE3EeKLMI0 nopa-
KEHHbIX 30H BEPXHEN YentoCTH, CoOCPeAoTouMB BHUMAHWE Ha NPUTY-
NAEHHOM U PE3KO M30/IMPOBAHHOMN NepesHel nosepxHocTU. Bo Bpems
npoueaypbl Ha 0b6enx CTOPOHaXx /JaTepasibHOrO BEPXHEYENOCTHOMO
nyyka BblaK BbIABAEHbI O4arM Pa3MArYEHHON KOCTHOWM TKaHW, KOTO-
pble 6blIM UcceUeHbl NOXKKOW PoIbKMaHa A0 NAOTHbIX NOAMEKALLUX
TKaHeM. Mocne ncceyeHns paHa bbina obpaboTaHa GPrU3MONOTUYECKUM
pacTBOPOM M XNOPreKCMAMHOM, 3aTeM KPaTKOBPEMEHHO TaMMOHW-
poBaHa 3% pacTBOpOM nepekucn Bogopoaa. lanee Ha paHesyto no-
NOCTb HAHECEHO aHTMBaKTepuUaNbHOE CPEACTBO PTaNeHeM.

MocneonepauymoHHoi KT CHUMOK BbifABM/I 0bAacTM aHOMasb-
HOrO pa3mAryeHna KOCTU BAONb NepesHel NOBEPXHOCTU BEPXHeW Ye-
NIOCTM, KOTOPbIE BblIN UCCEUEHDI, YTO NPUBENO K KpaeBbiM AedeKkTam
pasmepom go 12x9,5 mm. B obnactv onepaumn Habaoganncb oTék
M KPOBOTEUEHME U3 MATKMX TKaHel, a Takxke HebonbluMe nonoctu,
cofiepKallye CMeCb BO3fyxa M XUAKOCTM C pasmMepamu, JoCTurato-
WMMM MaKcumyma 16x8 mm (puc. 4 a, b). Takke Ha KT Habnroganuco
NPOAC/IKAOLLMECA NPU3HAKM OCTEOMANALMMN B PA3IMYHBIX 061acTAX
KaK IeBOM, TaK M NPaBOW CKyN0BbIX KocTel (puc. 4 ¢, d).

ly on the left side, characterized by the presence of purulent or
hemorrhagic contents (Fig. 3 a, b). The inflammatory process
affected the lower and partially lateral walls of the orbits, with
more pronounced involvement on the left side. Periostitis was
also detected along the outer/buccal surface of the mandibular
ramus, extending to the alveolar ridge of the jaw (Fig. 3 c, d).

Based on a combination of clinical and radiological data, a
decision was made to perform bilateral resection of the affect-
ed areas of the maxilla, with a focus on the blunted and sharply
isolated anterior surface. During the procedure, foci of softened
bone tissue were identified on both sides of the lateral maxillary
bundle, which were excised using a Volkmann spoon down to the
dense underlying tissue. After excision, the wound was treated
with saline and chlorhexidine, followed by a brief tamponade
with a 3% hydrogen peroxide solution. An antibacterial agent, er-
tapenem, was then applied to the wound cavity.

A postoperative CT scan revealed areas of abnormal bone
softening along the anterior surface of the maxilla, which had
been excised, resulting in marginal defects up to 12x9.5 mm in
size. In the surgical area, edema and bleeding from the soft tis-
sues were observed, along with small cavities containing a mix-
ture of air and fluid, reaching a maximum size of 16x8 mm (Fig.
4 a, b). CT imaging also revealed ongoing signs of osteomalacia
in various regions of both the left and right zygomatic bones (Fig.
4c,d).

The diagnosis of chronic osteomyelitis of the maxilla, zygo-
matic bones, and periostitis of the mandibular ramus on both
sides was confirmed by clinical, radiological, and histological
studies, as well as by negative bacterial culture results.

Due to the ineffectiveness of previous treatment methods
and the broader spread of the process to multiple facial bones, a

Puc. 3 a, b — KT cHUMOK yKa3bieaem Ha
HeoOHOPOOHYH YyNIOMHEHHY CmpyKmypy
U paspyuwieHue KOMnNakmHoU NAacCmMUHKU; C,
d — Mecmo nopaxeHus 8 2na3HU4HOU Kocmu
(nosicHeHuUA 8 mexcme)

Fig. 3 a, b—CT scan shows a heterogeneously
densified structure and destruction of the
cortical plate; ¢, d - site of the lesion in the
orbital bone (explanations in the text)
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[lMarHo3 XpoHWYECKOro OCTEOMMENNTA BEPXHEN YENIOCTH, CKY-
NIOBbIX KOCTEW ¥ NEPUOCTUTA BETBU HUXKHEN YeNoCTU C 06enX CTOPOH
6bl1 NOATBEPIKAEH KAMHUYECKUMM, PEHTTEHONOTMYECKUMM U TUCTO-
NIOTUYECKMMM UCCAIEA0BAHMAMM, A TAKKE OTPULATENbHBIMU Pesy/ibTa-
Tamu BaKkTepuanbHOro nocesa.

Beuay HeapdeKTMBHOCTM Mpenplaylivx MeTOA0B JIeYeHUA U
6onee WMPOKOro pacnpoCcTpaHeHUs NPOLLECcca Ha HEeCKObKO KocTeit
B 061acTH nLa BbiN peann3oBaH HOBbIM NOAXOA K Tepanuu. OH BKO-
Ya/ OAHOKpPaTHYIO 403y AeHocymMaba 50 Mr, exeaHeBHbIN NPUEM BU-
TammHa D B go3unposke 4000 eanHuL, U exxeHenenbHO — aNeHApPOHO-
BYIO KMCAOTY 70 Mr Ha NPOTANKEHUM 6 MecALEB.

Mocneayiowme rocnuTannsaumMm Us-3a PELMAMBOB NMPUBEAN K
Ha3HaYeHWIo JONOMHUTE/NbHBIX 403 AeHocymaba 50 mr, BuTammHa D
B fo3e 4000 eauHuL, eXeAHEBHO U aneHAPOHOBOM KUCaoTbl 70 mr
eKeHeAeNbHO Ha MPOTAXEHUN 6 mecaLeB. HecMoTpA Ha OTcyTcTBUe
KOHTPO/IbHbIX BU3UTOB, BBEAEHME AeHOCyMaba cnocobcTBoBano 06-
NErYeHmio CUMNTOMOB, YBENMYEHUIO MHTEPBAIOB MEXKAY PeuuamnBa-
MM 1 cTabunm3aLmm obLLEro COCTOAHUA NALMEHTKU. ITa MaLMEHTKA CO
CNOMKHOW KNMHUYECKON KapTUHOM ABNAETCA APKUM NPUMEPOM TpyA-
HOCTU NIeYeHNs XPOHMYecKoro aAnddy3HO-MynbTMHOKaNbHOTO 0CcTeo-
MuenuTa n 3pHeKTMBHOCTM KOMMIEKCHOrO Noaxoaa.

KnuHunuecknit cayuvaii 2

C neta 2020 roga y 15-1€THero manbynka HabaaaNncsa NoCToAH-
HbI OTEK U 60/b B NeBoV Leke. C NPUXOAOM 3VMbI CUMMTOMBI YXYA-
LUMAINCb, B CBA3M C YeM OH 0BPaTUAICA K CTOMATONOTy ANA YAANEHUA
3y6a. OpHako B anpene 2021 roga 601b BepHyAach, 4To noTpebosano
6voncum, pesynbTaTbl KOTOPOM NOKa3anu Hanume GparMeHToB rybua-
TOW KOCTU C OCTEO/IM30M W PEaKTUBHbIM OCTeoreHe30M. Takke bbina
BblfiBIEHA BOJIOKHUCTasA COEAMHUTENbHAA TKaHb C WHOMALTPaTaMu
N71a3MaTUYECKUX KNETOK U iMM$OLMTOB, YTO NpMBeNo K anarHosy MXO0.

Puc. 4 lNocneonepayuoHHas KT abiasnaem:
a, b — ucceyeHue nepedHeli nosepxHocmu
sepxHeli yenrocmu, ¢, d —ocmeomanayuto
8 n1esoli U npasoli CKY108bIX KOCMAX
(noAcHeHuUA 8 mexkcme)

Fig. 4 Postoperative CT scan: a, b — resection
of the anterior surface of the maxilla; ¢, d —
osteomalacia in the left and right zygomatic
bones (explanations in the text)

new therapeutic approach was implemented. It included a single
dose of denosumab 50 mg, daily intake of vitamin D at 4000 IU,
and weekly administration of alendronic acid 70 mg for 6 months.
Subsequent hospitalizations due to relapses led to the ad-
ministration of additional doses of denosumab 50 mg, vitamin D
4000 IU daily, and alendronic acid 70 mg weekly for another 6
months. Despite the absence of follow-up visits, the use of de-
nosumab contributed to symptom relief, extended the intervals
between relapses, and stabilized the patient’s overall condition.
This patient, with a complex clinical picture, represents a clear ex-
ample of the challenges in treating chronic diffuse multifocal os-
teomyelitis and the effectiveness of a comprehensive approach.

Case report 2

Since the summer of 2020, a 15-year-old boy has been ex-
periencing persistent swelling and pain in his left cheek. In win-
ter, the symptoms worsened, prompting him to visit a dentist
for tooth extraction. However, in April 2021, the pain returned,
necessitating a biopsy. The results revealed fragments of spongy
bone with osteolysis and reactive osteogenesis. Fibrous connec-
tive tissue with infiltrates of plasma cells and lymphocytes was
also discovered, leading to the diagnosis of PCO.

In June 2021, the patient was hospitalized in the Depart-
ment of Oral and Maxillofacial Surgery of the RCCH in Moscow
due to painful swelling on the left side of the mandible (Fig. 5).

CT revealed edema in the left half of the mandible (body
and ramus), with the cortical plate on the anterior surface show-
ing heterogeneous densification and multiple small areas of
softening. The periosteum was thickened up to 2.7 mm, and the
mandibular canal on the left side was widened to 2.8 mm (Fig.
6a). The structure of the alveolar ridge was densified, and the
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B nioHe 2021 roga naumeHT bbln rocnuTanM3nMpoBaH B oTaene-
HWe YentoCcTHo-nLeBoi xupyprum POKB B Mockse B cBA3u ¢ 6ones-
HEHHbIM YBEIMYEHNEM HUMKHEN YeNtocTM cneBa (puc. 5).

Ha KT BbifiBNieH OTEK B N1€BOI NONOBUHE HUXHEN YentocTv (Teno
1 BETBb), MPW 3TOM CTPYKTYPa KOMNAKTHOM NAACTUHKM NO nepeaHen
NOBEPXHOCTU MMeNa HEOAHOPOLHOE YNIOTHEHNE U MHOXECTBEHHbIe
MesIKue 061acTv pasmaryeHnsa. HaakocTHMUA yTonweHa 4o 2,7 Mm, v
HUKHEYENIOCTHOM KaHa/ CNeBa paclumpeH 40 2,8 mm (puc. 6a). CTpyk-
Typa a/bBEONAPHOTO rpebHsA YNAOTHEHA, U KeBaTe/lbHas MbllLa Ha
NOpaXKEHHOW CTOPOHE BbIrAAENa CNerka YTONLWEHHOW, feMOHCTPH-
pya HEOAHOPOAHYHO CTPYKTYPY, BbI3BaHHYH OTEKOM W XKMPOBOW Aere-
Hepauumel (puc. 6 b, c).

Ha OCHOBaHUM KAMHWUYECKMX U PEHTIEHONOMMYECKUX AaHHbIX
6blfa NpoBefeHa Pe3eKLMA MOPAKEHHBIX 30H, BKAOYaKOLWanA 3abop
KOCTHOrO maTepuana 1 6uoncuio 4ns UccnesoBaHUA OCHOBHOTO 3a-
6onesaHua. Mocnenyolwmin aHanuU3 BbIABKUA Hannume Pseudomonas
aeruginosa w Staphylococcus spp. Tuctonoruyeckoe uccnenoBaHue
BbIABMIO MHOXECTBEHHbIE CEPOBATO-KENTble KOCTHble dparmMeHTbl
Pa3NMYHOM NAOTHOCTU C 06LWMM 06BbEMOM 2,5-3 CM3, NOKa3biBakoLLME
061aCcTN NOTEPU KOCTHOW TKAHM U 3HAYUTEIbHOE PEAKTUBHOE KOCTe-
06pasoBaHue. B HTepCTULMANbHBIX NPOCTPAHCTBax Oblna 06Hapy:Ke-

masseter muscle on the affected side appeared slightly thick-
ened, showing a heterogeneous structure due to edema and fatty
degeneration (Fig. 6 b, c).

Based on clinical and radiological data, resection of the af-
fected areas was performed, including bone biopsy, to investi-
gate the underlying disease. Subsequent analysis revealed the
presence of Pseudomonas aeruginosa and Staphylococcus spp.
Histological examination revealed multiple grayish-yellow bone
fragments of varying density, totaling a volume of 2.5-3 cm3, indi-
cating areas of bone loss and significant reactive bone formation.
Loose fibrous connective tissue was observed in the interstitial
spaces, accompanied by inflammatory infiltrates comprising plas-
ma cells, neutrophils, lymphocytes, and osteoclasts.

Postoperatively, the patient received intravenous antibacte-
rial therapy with Klaruktam at a dose of 2000 mg twice daily for 7
days. Symptomatic treatment included intramuscular tramadol at
2 mg/kg up to 3 times per day, a single dose of monoclonal anti-
bodies (denosumab 60 mg) to prevent relapse, and daily intake of
vitamin D at 3000 IU in the morning for 6 months.

In January 2022, the patient’s condition worsened: pain in
the left cheek intensified, and mouth opening became restricted,

b

Puc. 5 BHewHul 8u0 nayueHma nocse nepso2o hocmynaeHua 8 omoeneHue YeatocmHo-nuyesol xupypeuu PAKB: a —eud 8 aHpac, b —eud 8

npogune (cnesa), ¢ — MaxKcumarnsHoe omkpsimue pma

Fig. 5 External appearance of the patient after first admission to the Department of Oral and Maxillofacial Surgery of RCCH: a — frontal view, b —

lateral view (left), c — maximum mouth opening

Puc. 6 a — KOMNAGKMHAA NAACMUHKA 800116 nepedHeli nosepxHocmu HuxcHel Yeatocmu; b, ¢ — HEOOHOPOOHASA U YNIOMHEHHAA A/168E0NAPHAA
yacme HuxcHel Yemocmu (noAcHeHus 8 mexcme)

Fig. 6 a — cortical plate along the anterior surface of the mandible; b, c — heterogeneous and densified alveolar part of the mandible (explanations

in the text)
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Ha pbixNas BOJIOKHUCTas COeAMHUTEbHAA TKaHb C BOCMAAUTENbHbIMMU
MHOWUNLTPATaMM, COCTOALLMMM U3 MAA3MATUYECKMX KNETOK, CErMeH-
TUPOBAHHbIX NENKOLMTOB, NMMOLMUTOB M MHOFOALEPHbIX OCTEOKNA-
CTOB.

Mocne onepaumu NaLMEHT NOMYYan BHYTPUBEHHYIO aHTUOaKTe-
pWanbHylo Tepanuio Knapyktamom B aosvposke 2000 mr gga pasa B
[eHb B TeyeHue 7 gHel. CUMNTOMATUUYECKOE IeYEHME BK/IKOYANO BHY-
TPUMbILLEYHOE BBEAEHME TPaMaona B A03e 2 MI/Kr 0 3 pas3 B AeHb,
OLHOKPATHYI0 03y MOHOKJ/IOHANbHbIX aHTUTen (AeHocymab 60 mr)
AnA NPodUNAKTUKM peLmamBea, U exxeaHeBHbIN Npuém ButammuHa D no
3000 E[J, yTpom B Te4eHue 6 mecAues.

B aHBape 2022 roga cocToAHME NaLMeHTa YXyALNAOCh: YCUIn-
nacb 60Nb B 1EBOIA LLEKE U OTPaHUYMIOCH OTKPbIBAHWE PTa, YTO NpU-
BE/I0 K FOCMUTaNN3aLLUN B OTAE/NEHNE YENHOCTHO-MLIEBOW XMpYprum
POKB B MocKBe ans AanbHENLWEro neYeHus.

Ha ocHoBaHuMK KT, B KOHLLE TOTO e MecsALa NaumeHTy bblaa npo-
BeAEHa onepaLms, BKIKOYABLLAA AEKOPTMKALMA NepesHei NOBEPXHO-
CTU HUXKHEN Ye/oCTU C UCNONBb30BAHWEM I0XKKM DonbKMaHa 1 bopa
ANA yAANeHUA NAOTHbIX GUBPO3HbIX OTNIONKEHUI OT NoAbOopoAKa A0
YINa HUKHEW YentocTu.

B nocneonepauMoHHOM Nepuoae NaumeHT Noay4an BHYTPMBEH-
HO MeAaKCOoH B A03e 50 Mr/Kr oavH pa3 B AeHb B TeyeHue 7 AHel,
BHYTPMMbILIEYHO TPaMaZo B 403e 2 Mr/Kr A0 3 pasa B AeHb U OAHO-
KpaTHY!O 03y MOHOK/IOHA/IbHbIX aHTUTeN (LeHocymab 60 mr) ¢ nocne-
OyoWmm exxegHeBHbIM npuémom ButamuHa D B ao3e 5000 egnHu,
B TeyeHMe 6 mecAues. HecmoTpa Ha nepBoHaYasbHOE yaydlleHue, y
nauueHTa B mae 2022 roga npousoLuén peumans 60au, KOTopbii bbi
KYNUPOBAH KOHCEPBATUBHO C NOMOLLbIO TPaMagona. OgHako 6onb co-
XPaHANACb, YTO NPUBENO K NOBTOPHOM roCNMTaNM3aLMM NaLMEHTa B
nione 2022 roaa Ana AanbHenwero obcneaoBaHUa U NeYeHns.

Mocnenytowee KT npu NOBTOPHOW FOCNWUTANM3aLMK MOKa3ano
MOYTU NOJIHOCTBIO KOHCONMAMPOBAHHbIE MOC/E0NEePaLLMOHHbIE KOCT-
Hble Y4YaCTKM C YMEPEHHO HEPOBHOW BHELLHEN NOBEPXHOCTbIO U YTOAN-
LeHMEeM KeBaTe/IbHOM MbILULLbI C XXMPOBOM NepecTpolikoil. Kpome
Toro, B 06/1aCT Tena, BKAtoYasi NoAOOPOLOK M NEBbIN YroN HUKHeN
YEeNCTH, HabNIOAANC MHOXKECTBEHHbIE HEOO/BLLME YYACTKM NaTo-
JIOTMYECKOro pasmAryeHna pasmepom ot 3 4o 6 Mm.

CocToAHMe NauMeHTa yAyqlnaoCh Ha OCHOBAHUW Pe3ynbTaTos
KT, e4MHCTBEHHbIM 33apPerMcTpUpoBaHHbLIM CUMNTOMOM 6bina 60nb.
HecmoTps Ha oTcyTcTBME 0bneryeHns 60au y naumeHTa, bbino pele-
HO HasHayaTb MbaHapoHat 3,0 ma Ne 3 Bmecte ¢ BuTammuHom D 5000
eMHULL eXXeLHEeBHO YTPOM AN KynMpoBaHua 6oau. Mocne Tpéx aHew
HabnoaeHMs, Yy NaumeHTa 601b NpeKkpaTuaachb, U OH Obla BbINUCaH
nog HabntogeHMe CNeumanmcToB No MeCTY XKUTENbCTBA.

Yepes rog, y naumeHTa noasuancb auckomeoopt u 6o/b 8 1eBoi
4aCTM HUMKHEWN YeNtoCcTH, YTO MPUBEO K FOCMUTANM3ALLMM B YENtoCT-
Ho-nuueBoe otaenerune. CpasHerue KT ot uiona 2022 roga v asrycta
2023 roaa BbIABMNO 3HAYUTE/IbHbIE YNYYLLEHWA B NOPaXKEHHOMN 0bna-
cTn. JleBas MONOBMHA HUXKHEW YentocTh umena 6onee 0gHOPOAHYIO
CTPYKTYpY, 0COBEHHO B 0611acTU Tena, C PacLUMpPeHHbIM HUMKHeue-
JIOCTHBIM KaHa/IOM U YNy4LLEHHOW KOHUrypaLmen KOCcTh, HecMoTps
Ha Hannune HeHGONbLLMX NATONOTUYECKUX O4ArOB C MMHMMANbHOM J10-
KaNbHOW MHBa3Mel KOPTUKAIbHOTO CNOS.

Mocne n3yyeHunsa KT 1 KAMHUYECKMX CUMNTOMOB, NALMEHTY Obin
nocTaBneH guarHos — MXO. ITOT AMarHo3 MoATBEpP:KAANCA OTCYT-
cTBMEM pocTa baKkTepuii Npu BAKTEPMONOTMYECKUX UCCIELOBAHUSX,
4TO COOTBETCTBOBANO CTepunbHOW npupoge MXO. McTonornyeckuit
aHanu3 6uoncuu, B3ATON BO BPemsa OnepaLym peseKkumMm NopaxKeH-
HbIX 30H HWXXHEN YentocTW, AONONHWUTENbHO MOATBEPAMA AMArHO3
XPOHWYECKOro ocTeomuenuTa. MaumeHT 6bin BbiNMcaH M3 60NbHULbI
B 6MaronpuATHOM COCTOSIHMM, MOKA3aB MO/IOMKUTE/IbHBIE MPU3HAKK
BbI340POBAEHUA.

leading to hospitalization at the Department of Oral and Maxillo-
facial Surgery of RCCH in Moscow for further treatment.

Based on CT results, the patient underwent surgery at the
end of the same month, which included decortication of the an-
terior surface of the mandible using a Volkmann spoon and bur to
remove dense fibrous deposits from the chin to the mandibular
angle.

In the postoperative period, the patient received intrave-
nous Medaxon at a dose of 50 mg/kg once daily for 7 days, intra-
muscular tramadol at 2 mg/kg up to 3 times per day, and a single
dose of monoclonal antibodies (denosumab 60 mg), followed by
daily intake of vitamin D at 5000 IU for 6 months. Despite initial
improvement, the patient experienced a relapse of pain in May
2022, which was managed conservatively with tramadol. Howev-
er, pain persisted, leading to readmission in July 2022 for further
evaluation and treatment.

Follow-up CT during the readmission showed almost com-
pletely consolidated postoperative bone areas with a moderate-
ly irregular outer surface and thickening of the masseter muscle
with fatty transformation. Additionally, multiple small areas of
pathological bone softening (3-6 mm) were observed in the body
of the mandible, including the chin and left angle.

The patient’s condition improved based on CT results, with
pain being the only recorded symptom. Due to the lack of pain
relief, ibandronate 3.0 ml (3 doses) was prescribed, along with a
daily morning intake of vitamin D at 5000 IU. After three days of
observation, the patient’s pain subsided, and he was discharged
under outpatient supervision.

A year later, the patient experienced discomfort and pain
in the left side of the mandible, leading to hospitalization in the
maxillofacial department. A comparison of the CT scans from July
2022 and August 2023 revealed significant improvement in the
affected area. The left half of the mandible had a more homo-
geneous structure, especially in the body region, with a widened
mandibular canal and improved bone configuration, despite the
presence of small pathological foci with minimal local invasion of
the cortical layer.

After reviewing the CT scans and clinical symptoms, the di-
agnosis of PCO was confirmed. This diagnosis was supported by
the absence of bacterial growth in cultures, consistent with the
sterile nature of PCO. Histological analysis of the biopsy taken
during resection of the affected areas of the mandible further
confirmed the diagnosis of chronic osteomyelitis. The patient was
discharged in good condition, showing positive signs of recovery.

However, the patient did not attend subsequent monthly
follow-up appointments, resulting in a lack of information about
his condition after discharge. The CT scan taken during the first
week after the last surgery showed the results of resection and
debridement of pathological lesions along the anterior surface of
the left mandibular angle (Fig. 7 a, b). Additionally, a bone cavity
measuring 9x6.8 mm was identified, adjacent to which a small
fluid accumulation was observed (Fig. 7c). These clinical and ra-
diological data provide the only available insight into the patient’s
current condition.

DiIScuUsSION

PCO is a nonbacterial autoinflammatory bone disease for
which diagnosis may take up to 15 months. One of the initial
methods for alleviating PCO symptoms is the use of NSAIDs [14].
These medications help manage the main symptoms of PCO, such
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OfHaKo NauMeHT He Nocelan Mnocnesylolme exemecayHble
KOHTPO/IbHblE OCMOTPbI, YTO NPUBENO K OTCYTCTBUIO MHPOPMALMM O
COCTOAHWUM €ro 340p0BbA NocAe BbINUCKK. Ha KT naumeHTa 3a nepsyto
HeZento nocne NocnegHeln onepaummn nokasaHbl Pesy/bTaTbl Pesek-
LMK M CaHaLMM NATONOMMYECKUX 04aroB Mo nepeaHent NoBepXHOCTU
B 06/1aCTU yr/1a NeBOi NONOBKHbI HUMKHEN YentocTh (puc. 7 a, b). fo-
NONHUTENIbHO ONpPeaenseTcs KOCTHbIV KapmaH pasmepamu 9x6,8 mm,
PAAOM C KOTOPbIM HEDONBLLIOE CKOMIEHWE XUAKOCTU (puc 7 c). ITn
KAMHUYECKME U PEHTFEHONIOMMYECKME AAHHbIE AAOT €AMHCTBEHHOE
NPeACTaBNEHME O TEKYLLEM COCTOAHMM NaLMEHTa.

OBCYXAEHUE

MXO npepcTaBnseT coboit HebaKTepuasbHOE ayTOBOCMAM-
TenbHOe 3aboneBaHWe KOCTEM, ANA OMArHOCTMKM KOTOPOTO MOMET
notpebosatbca 4o 15 mecaues. OgHMM U3 NepBbIX MeTogoB ober-
yeHus cumntomoB MXO asnsetca mcnonb3osaHue HMBM [14]. 3Tu
npenapaTbl NOMOraloT CNPaABUTLCA C OCHOBHbIMM cumnTomamu X0,
TaKMMM Kak 60/b, OTEK U IMxopaaka. OaHaKo cnesyeTt NOMHUTb, YTO
Ux AeicTeue He Bcerga obecneynBaeTt ganTenbHoe obnerdeHune 6es
peLmnamBoB.

Yacto B covetaHmu ¢ HIMBI xmpypry NpMMeHAIOT AeKOPTUKaLMIo
ANA CTUMYZIMPOBaHMA PECTPYKTYpU3aLMmM NOBPeXAEHHON obnacTu
[15, 16], a TakKe UCMOb3YOT aHTMOMOTUKM B PaHHMI Nocneonepaum-
OHHbIN Nepuog, ANA NPefoTBPALLEHUA THOMHO-CENTUYECKUX OCI0XK-
HEHWA.

HepaBHo 6ucdochoHaTbl CTanM paccmaTpuBatbCs Kak 3¢-
deKkTMBHOE NeyeHne BTopoi AvHuM npu MNXO, ecan nepsas AMHUA
He NpuHecna pesynbtatoB. Ho ceityac onpeaenéHHbIi MHTEpPEC Bbl-
3Ba/IM NIeKapcTBa, baokmpytowme cuctemy RANK-RANKL, Takue, Kak
AeHocymab. 115 oLeHKU npenmyLLecTs aeHocymaba nepes bucdoc-
¢doHaTammn (Mb6aHAPOHAT), CTOUT yuMTbIBaTb NEPUOL, NoayBbiBeae-
HuA. Y AeHocymaba OH cocTaBnseT 26 gHel, Toraa Kak y MbaHapoHa-
Ta moxeT gocturatb 10 net |]12]. 370 BaXKHO, yuMTbIBas, YTO 06a TMNa
JIeYEHMA HECYT PUCK NEKAPCTBEHHOTO OCTEOHEKPO3a YentocT. CTouT
NoAYEPKHYTb, YTO PUCK OCTEOHEKPO3a OCTAETCA aKTyaslbHbIM B Te-
YyeHUe HeCKONbKMX IET nocsie neveHunn brucdocdoHaTamu, Toraa Kak
nocne AeHocymaba pUck MUHUManeH Yepes wecTb mecaLes [[16].

Tem He meHee, 3¢ deKTbl 0T bucPochoHaToB MOXKHO HabOAATL
6bicTpee (48-72 yaca) B BUAE YMEHbLLEHMA 60K, MO CPABHEHUIO C
[neHocymMabom, sdeKTbl KOTOporo NpoABAAOTCA Yepes Hegento 12
17]. Hanbonee yacTble fO3MPOBKM A1 B3POC/bIX COCTaBAAT 120 mr

as pain, swelling, and fever. However, it is essential to note that
their effect does not always provide long-term relief without re-
lapses.

Surgeons often combine NSAIDs with decortication to stim-
ulate the restructuring of the damaged area [15, 16]. Additionally,
antibiotics are used in the early postoperative period to prevent
purulent-septic complications.

Recently, bisphosphonates have been considered an ef-
fective second-line treatment for PCO when the first-line medi-
cations fail. However, drugs that block the RANK-RANKL system,
such as denosumab, have recently gained particular interest.
When evaluating the benefits of denosumab over bisphospho-
nates (e.g., ibandronate), it is essential to consider their half-life:
denosumab has a half-life of 26 days, while ibandronate’s one
may reach up to 10 years [12], which is a significant feature of
this medication, given that both types of treatment carry a risk of
medication-related osteonecrosis of the jaw. It should be empha-
sized that the risk of osteonecrosis remains relevant for several
years after bisphosphonate therapy, whereas after denosumab,
the risk is minimal within six months [16].

Nevertheless, the effects of bisphosphonates (pain relief)
may manifest faster (within 48-72 hours) than of denosumab,
whose effects appear after about one week [12, 17]. The most
common dosages for adults are 120 mg or 60 mg. However, since
our patients are children and their anthropometric parameters
differ from those of adults, it was decided to adjust the dosage
based on their weight and height. This approach enables the use
of lower doses, reduces the risk of osteonecrosis, and facilitates
effective rehabilitation with extended intervals between relapses
[12, 16-18].

The question of the most effective treatment protocol for
PCO remains open despite the promising results of antiresorptive
treatment methods, which show good outcomes, although clini-
cal trials are still limited.

CONCLUSION

Thus, a careful approach to the treatment of PCO should in-
clude antiresorptive therapy. The integration of monoclonal anti-
bodies represents a new strategy in the fight against PCO, aiming
to improve treatment effectiveness.

Puc.7a, b — pe3ysibmameol nocrne pe3ekyuu u CaHayuu namaosno2u4eckux o4aeos, ¢ — KocmHbIl KapmaH pasmepamu 9x6,8 Mm (HOHCHE’HUH 8

mekcme)

Fig. 7 a, b — results after resection and debridement of pathological lesions; ¢ — bone cavity measuring 9x6.8 mm (explanations in the text)
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nnmn 60 mr. OfHaKO, NOCKO/bKY HalUM NaUMEeHTbl — AeTU — U UX aHTPO-
NOMeTpUYecKUe NapaMeTpbl OTIMYAKOTCA OT B3POC/bIX, OblI0 NPUHSA-
TO pelleHne KOPPeKTUPOBaTb A03VMPOBKM B 3aBUCMMOCTU OT Beca U
pocTa AeTei. 3To N03BOAAET BbIGMPATL MeHbLUMe [03bl, YMEHbLIATb
PUCK OCTEOHEKPO3a M 0becneunBaTb 3bdEeKTUBHYIO peabuantaumio ¢
yBe/MyeHnem NepuoaoB mexay peuuamsamu |]12,f16-18].

Bonpoc o0 Hanbonee appeKTMBHOM NpoToKone neveHus MXO
OCTaéTCA OTKPbITbIM, HECMOTPA Ha obeLlatoLLme pesybTaTbl aHTUPe-

30p6TVIBHbIX METOA0B N1eYeHUA, KOTOPbIe NOKa3bIBAKOT Xopowune pe-
3YyNbTaTbl, XOTA KIMHNYECKUE UCNbITAaHUA OFPaHNYEHbI.

3AKNIOYEHUE

Takum 06pasom, TiaTtenbHbli nogaxog, K nedernto NMXO gonkeH
BK/IIO4ATb aHTMPE30POTMBHYIO Tepanuio. MHTerpaumsa MOHOKIOHa/b-
HbIX aHTUTE/l O3HAYaeT HOBYIO cTpaTeruto B 6opbbe ¢ MXO ¢ uenbio
noBblWeHNA 3GGEKTUBHOCTU NEYEHMS.
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