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SAPHO syndrome, characterized by synovitis, acne, pustulosis, hyperostosis, and osteitis is rare compared to other spon-
dyloarthropathies. It is also difficult to diagnose, and treatment methods have not yet been fully identified. Approximately 72%
of patients are diagnosed with at least one other disease before a final diagnosis of SAPHO syndrome. In addition, SAPHO syn-
drome is subject to a delayed diagnosis period of 4.5 to 9.1 years. Medications such as non-steroidal anti-inflammatory drugs,
disease-modifying anti-rheumatic drugs, and tumor necrosis factor inhibitors are used in treatment of SAPHO syndrome.
Bisphosphonate is also used for refractory SAPHO syndrome; however, most reports on this relate to intravenous injection of
medication. The authors experienced and subsequently reported on a case involving a patient with SAPHO syndrome accom-
panied by fracture and infection of the left second finger who was treated with the oral biphosphonate, alendronate. (J Rheum
Dis 2015;22:313-316)
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M 2 I 79 X Fel AE=2 9lvb[2]. Bisphosphonates®
x4 SAPHO S3¥ 9 X gAZ%E AEE 3 glovt 4

F27te] (synovitis), o1 =F-(acne), &35 (pustulosis), ¥} FEAL A tH3E vk tf el vk ARbES 9%
=% (hyperostosis), =43 (osteitis) & §4 2 2 3}= SAPHO Ha] £712ke] 43 7Hdo] F4kEl SAPHO =3+ 3}
FTEFTL O AW Zl w3l =5 Zgho] o] Aol A 74+ alendronate® X &3F 1|5 Zddste]
] X857t obF w&slA] 9frl. SAPHO S¥% 722 3 3= wlholtt.
T AS7I7HA 72%2] SkARpEo] H 4 7F A o] el A
& Kghtow, 45w 0l A 9.10d7bA] Z1%ke] A <de] = |
Aekar BaE wp Qleb[1]. vlEHZo| =4 AqgA ¥
glucocorticoid, disease-modifying anti-rheumatic drugs, 544 AR Z FF Foe TAE WSk AAHY
tumor necrosis factor (TNF)-2}5kA] 52 2F4|7} SAPHO Eo] £AL glon, WY 2F A 1Z T wlx]| £r)eto)
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Figure 1. Pustulosis in different
size and shape were seen in her
2nd finger (A) and disappearance
of pustule after treatment with 2
months of oral alendronate (B).

Figure 2. Bone scan showed increased uptake on the bilateral
sternoclavicular joint, manubriosternal junction, both inferior
sacroiliac joint, both knees.

AN, WY 59 A A4 47, 23 59 5
& st A Aol FE7F AAAA WP s ek (Figure 1).
Hh 24 34 HAe Hyen Al 37.6°C, st

121/86 mmHg, ™u-e- 1013]/%, TH5FE 183]/Ho &
Aol odcth. A Aol 1~2 mm 7}$e] EE7} oh B4y
et TxRINAAL A3es 4L 144 g/dL, HET
9,140/mm’, P43 310,000/mm’, FHFAREEE 21
mm/h (87891 0~22 mm/h) Ack. A3FE7 Akl 4] blood
urea nitrogen 10.1 mg/dL, creatinine 0.76 mg/dL, aspar-
tate aminotransferase 14 IU/L, alanine aminotransferase
18 IU/L, alkaline phosphatase 240 1U/L3Jt}. Fw}e]2=9]
Z+¢} human leukocyte antigen-B27 9 d-aigAdl& &4
o] I C-Hh-Sgkule 301 mg/dL (B4H$] 0.00~0.30
mg/dL) 2 g5l U
AR L2AEE uFAk

Fu AAE Aiolole
o, E71t AR ARA 915

A
Al £7heke] Bl
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Figure 3. Magnetic resonance imaging of sagittal (A) and coro-
nal (B) fat suppressed T2 weighted image show bone marrow
edema at manubriosternal junction (arrows).

W F-o| Wolrh FaiollA F4 HAT FEy HA
281, 39, 49 9 dax A F5 A FHY
&9 A2 =717} k= 9ok (Figure 2). A4} el
A= F=W HA O vty H3tFoe] #EE AUt 2]
THAdNAE T2 AR, 9% 4 B, AFX AW

A )] ZAnjdF At zod Z7}o] HYow FIY

Aol F FFol Slvt(Figure 3).
ZAAAG £A0RE SollA AR I =H 7 A
A w4 ASAEE 29T

%1 (Kaposi’s varicelliform
cyclovirs} AEAG A5 Folst
J_yyaL 7} ubrlebel] =27} A
713 FEol A3 3 vlokoll Al A E ol
vo¥w]o] cefazoling FoIslith. loﬂ-L o] 9B W,
WA AR Bl A7 g, 2270 AAE S8ste] o
E%&(acne), FF% (pustulosis), &35 (hyperostosis), &
o1 (osteitis)©] $lo] SAPHO Z¥Fo& Zighslglon,
acyclovir %+ ¥ cefazolin, H]|ZH|Zo]| A A£G AN

Aot 52 ot aAE A, 2 W2 33
o}l & uhEsl9lr}. o] % cefazolin %+l 3L alendroante
10 mgs 37 13] Fol & AAsiglom, o5 v gl 3t
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SAPHO F3v2 Z4 =4,
shar ol 4] gro} =it
AAE A3Pst7| = s)a Al el
th2]. SAPHO F%v-3 ZHizlof sl 7
A B, THF, wAo], TAT JobE, A=,
R M2, F41Z wBAS] 5ol gr[2]. o] A
Ao whol 3H7l0] ol2]$n] AeAA 2] A7kl
Bk # FelolAE el AR ATA FE
A o Asa gutolel A N ES AHserh
Tzanck ERAA ©4 27 Bglom, 9% 24 4 Aol 4
FHEA SR WAGA Holk ZAAES] Mk Hol
A gkt 3] W) $EF o] SAPHO ZH72) 7]
¥ 2702 A7RTH3).

SAPHO Z3 -2 oA 71A] X &
77t glek. X g F2 vlad 2ol e £9A7F 7k d
2] 2ol S TAl Ego] Hrka dHA k. 2 9
ol| = glucocorticoid, sulfasalazine, methotrexate, bispho-
sphonates G©°] A-&5 3L 9low, o= TNF-XehHA|
oz Nay Bast F3 9k

B =)o) % A SAPHO £370.2 Agkd &
Aol glat, FE wieollA] A EEFFo] wjopsgl
SAT Aol S BAAE A A2 5
W2 ofskel 3 A4S HHEslglth. SAPHO %
o} A E oA, AEy W, wx e, &l—‘?" H§H4
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SAPHO Syndrome with Oral Alendronate

7+ 73S A9 AT 7 AL o]lH S FE 9 Ae=w
AZE ), T SAPHO X EAZE Rurl 53 J+= A&
3 A|AE 3 TELF wjek ok o 2 st T 7S o]

8% sulfasalazine, methotrexate:= A-2-3}2] ¢kgkc}.
SAPHO Z3% 7l bisphosphonates®] X & 7]l i
14 o] ©]He] 9ltl. Bisphosphonatew interleukin
(IL)-18, IL-6, TNF- ] #H|& A Alste] A5 A&
st HAAIES] 7]5& Waldbeh[5-7]. 3k shE A £

5T A8 AEsta o] ASE = JAA R 2g3t
tH2,6,8]. o]& <% FFT9 A4 (remodeling)
ZaAF) 3 SFAES FHTE ‘/}E}L}l‘* Askel EAS
A7k 6]. wekA] shA EY
H=S Zulgl oA £k w Aol F
£3t}[6,8]. 18| blsphosphonatel‘—
Aol EFRR1S] FEE =43 [6,8],
o] s}z AE 2] AE2H (apoptosis) & =3}
Az FIE AR drke]. oA Ao
SAPHO Z¥7 ghAbol| A 2] Fdo] 345 Ao
e o ok

SAPHO Z 37 3}7}ol| 4] bisphosphoanteS & o]

= A5 3 Fol A wdol} QIFFAA A Sl

1/}151-\/}7]_._ gkeh[2]. 28] 22 73 bisphosphonated At
Sl L3 BAE Sl Aol vyt ddow gHl =
TollA w7 = k9,101, 200813 olElotoll A
Lo 7 77 alendronate?] X & &35 Huzl[9], ¥
Hol| A% 7T alendronate® X &3 Z#|S Hualoich
[10]. ol EFol| A% H]<=31A] 2T alendronate &
283 Fel7t RaEdo11]. webA A7 bi-
sphosphonate 017} = 23} SAPHO Z37 $hAlol| A H
Holl vyl 2ok sl A FolHoke AT Foirt Az

A
T

g &= Qi3 Eu] B =9 3irbxe =4, 7helo] Erbw
B¢ A7 Fol7l A3 A 1 f&4el ¥ F Ao

A e, B 2] 79 7T alendronates o338k Fof|
E wulslA] Z4bo] TAEE Bgo] IAEon] F&
Ak §i9leh. SAPHO 33 #tollAl 27 alendro-
nate® %] 83k o4 2| *26‘3’]]?—_7"% 7g 2l 3l iLnd (Table 1), 2

F 95 wish B90d S Eitela ggleh. Uil AT

I 2~3MY AL T a7t vhebyde)

alendronate &5-&

Table 1. Summary of reports of patients with SAPHO treated with oral alendronate

Disease duration Skin Osteoarticular  Time to sustained
Author/year Gender  Age (yr) . .
(mo) involvement improvement response (mo)
Fioravanti et al. [9] (2008) F 20 16 Yes Yes 3
Ichikawa et al. [10] (2009) F 52 18 Yes Yes 2
Song et al. [11] (2014) M 42 NA Yes Yes NA
Our study F 54 12 Yes Yes 2

F: female, M: male, NA: not available.
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